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Abstract

Understanding how children and young people with chronic
non-cancer pain and their families experience living with pain,
pain management and services: a meta-ethnography
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"Corresponding author emma.france@stir.ac.uk

Background: Childhood chronic pain is a widespread public health issue. We need to understand how
children with chronic pain and their families experience chronic pain and its management.

Objectives: To conduct a meta-ethnography on the experiences and perceptions of children with
chronic pain and their families of chronic pain, treatments and services. We investigated how children
and their families conceptualise and live with chronic pain; what they think of and want from health and
social care services; and what they conceptualise as ‘good’ pain management.

Design: Meta-ethnography with stakeholder and patient and public involvement in the design, search
and sampling strategies, analysis and dissemination.

Review strategy: comprehensive searches of 12 bibliographic databases and supplementary searches

in September 2022, to identify qualitative studies with children aged 3 months to 18 years with
chronic non-cancer pain and their families. We included studies with rich explanatory data; appraised
methodological limitations using the Critical Appraisal Skills Programme tool; and extracted, analysed
and synthesised studies’ findings. We used Grading of Recommendations Assessment, Development
and Evaluation-confidence in the evidence from reviews of qualitative research to assess confidence in
review findings. We integrated findings with 14 Cochrane treatment effectiveness reviews on children’s
chronic non-cancer pain.

Results: We synthesised 43 studies sampled from 170 eligible studies reported in 182

publications. Studies had minor (n = 24) or moderate (n = 19) methodological limitations. Grading of
Recommendations Assessment, Development and Evaluation-confidence in the evidence from reviews
of qualitative research assessments of review findings were high (n = 22), moderate (n = 13) or very low
confidence (n = 1).

Moderate and severe chronic pain had profound adverse impacts on family members’ well-being,
autonomy and self-identity; family dynamics; parenting approaches; friendships and socialising;
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ABSTRACT

children’s education and parental paid employment. Most children and families sought a biomedical cure
for pain. They experienced difficulties seeking and receiving support from health services to manage
pain and its impacts. Consequently, some families repeatedly visited health services.

Cochrane reviews of intervention effects and trials did not measure some outcomes important to
children and families, for example effects of pain on the family and resolution of pain. Reviews have
mainly neglected a biopsychosocial approach when considering how interventions work.

Limitations: There were limited data on common pain conditions like migraine/headache, abdominal
pain; some rarer conditions; children with learning disabilities and under-fives; siblings; fathers and
experiences of treatments/services. We excluded studies on cancer, end-of-life pain and experiences of
healthcare professionals.

Conclusions: We developed the family-centred theory of children’s chronic pain management,
integrating health and social care with community support.

Future work: Future research should explore families’ experiences of services and treatments, including
opioids, and social care services; experiences of children with autism and learning disabilities, under

5 years old and with certain common pain conditions. We need development and testing of family-
centred interventions and services.

Study registration: This study is registered as PROSPERO (CRD42019161455) and Cochrane Pain,
Palliative and Supportive Care (623).

Funding: This award was funded by the National Institute for Health and Care Research (NIHR) Health
and Social Care Delivery Research programme (NIHR award ref: NIHR128671) and is published in full in
Health and Social Care Delivery Research; Vol. 12, No. 17. See the NIHR Funding and Awards website for
further award information.
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Glossary

Abdominal pain Pain occurring in the stomach.

Adenomyosis A condition that causes the lining of the womb (the endometrium) to bury into the
muscular wall of the womb.

Aggregate Something formed by adding together several amounts or things.
Bibliographic database A database containing a range of journals.

Case study A research approach that uses in-depth investigation of one or more examples of a current
social phenomenon, utilising a variety of sources of data. A ‘case’ can be an individual person, an event
or a social activity, group, organisation or institution.

Child We use the term child for any person under the age of 18 years old.
Chronic fatigue A condition that causes extreme tiredness and a range of other symptoms.

Chronic pain Pain which persists past normal tissue healing time or lasts/recurs for more than
3-6 months.

Complex regional pain syndrome A poorly understood condition where a person experiences
persistent severe and debilitating pain.

Conceptual Based on ideas or principles.
Contracture A state of prolonged resistance in a muscle.

Cystic fibrosis A genetic condition that can cause a build-up of thick, sticky mucus in the body’s tubes
and passageways - particularly the lungs and digestive system.

Diabetes A lifelong condition that causes a person’s blood sugar level to become too high.

Diffuse and localised idiopathic pain syndrome Pain occurs at several sites around the body and
commonly includes backache. Each pain is distinct and may occur at separate times.

Document analysis The detailed examination of documents produced across a wide range of social
practices, taking a variety of forms from the written word to the visual image.

Dyskinesia Tremor or involuntary movement.
Dysmenorrhoea Pain during or just before a woman'’s period.
Effectiveness How well a treatment works.

Empirical Based on data or evidence.

Endometriosis A condition where tissue similar to the lining of the womb starts to grow in other places,
such as the ovaries and fallopian tubes.

Epidermolysis bullosa A group of rare, inherited skin disorders that cause the skin to become very
fragile.

Ethnography A research method that involves personal engagement with the subject to understand a
particular culture or social setting.

Fibroids Non-cancerous growths that develop in or around the womb.
Fibromyalgia A long-term condition that causes pain all over the body.

First-order construct Lay understandings and interpretations of one'’s experiences.
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GLOSSARY

Focus groups A focus group is a small group of people brought together to talk. The purpose is to listen
and gather information. It is a good way to find out how people feel or think about an issue, or to come
up with possible solutions to problems.

Framework analysis A qualitative data analysis method used to organise and structure research data in
order to refine the researcher’s focus to identify themes.

Functional disorders They include problems such as dissociative (non-epileptic) seizures, functional
movement disorders (such as tremors, spasms or jerks) and functional limb weakness.

Grey literature Grey literature is material that is not produced by commercial or academic publishers,
such as a doctoral thesis or a report produced by a third-sector organisation/charity.

Grounded theory A research method that includes an inductive process in which theory is built and
modified from the data collected.

Haemophilia A rare condition that affects the blood’s ability to clot.
Inductive Using a particular set of facts or ideas to form a general principle.

Inflammatory bowel disease A term mainly used to describe long-term conditions that involve
inflammation of the gut.

Infographic A picture or diagram showing or explaining information.
Intervention Treatment used by health professionals.
Iterative Doing something again and again, usually to improve it.

Juvenile idiopathic arthritis A condition that causes pain and inflammation in one or more joints for at
least 6 weeks in children.

Longitudinal research Where participants are followed over time.
Lupus Lupus is a long-term condition that causes joint pain, skin rashes and tiredness.

Lymphotropic virus human cell The causative agent of a form of blood cancer and of a progressive
disease of the nervous system.

Meta-ethnography Meta-ethnography is a systematic, interpretive qualitative evidence synthesis
methodology that can produce robust, novel synthesised evidence.

Mucopolysaccharidosis A condition where there is not enough of a particular enzyme to break down
used mucopolysaccharides, which means they build up and store in the cells in the body which causes
progressive damage.

Musculoskeletal conditions A group of conditions that affect the bones, joints, muscles and spine, and
are a common cause of severe long-term pain and physical disability.

Neonate A baby who is < 4 weeks old.
Neurological conditions Result from damage to the brain, spinal column or peripheral nerves.
Oral ulcers Ulcers in the mouth.

Osteogenesis imperfecta A genetic condition present from birth. Its primary feature is fractures usually
caused by minimal impact.

Osteoporosis A disease that causes the bones to become weaker and easily broken.

Otitis media An infection of the middle ear that causes inflammation (redness and swelling) and a
build-up of fluid behind the eardrum.

Paediatric Medical care of children.
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Palliative Treatment that reduces pain without curing the cause of the pain. Children’s palliative care
occurs from diagnosis onwards and is not just about end-of-life treatment.

Pelvic inflammatory disease An infection of the female upper genital tract.
Pharmacological Treatment that uses drugs.

Phenomenology A research method that studies how we experience phenomena (things that exist and
can be seen, felt, tasted, etc.).

Physiological Relating to the way in which the body works.
Primary study Studies generating new data.
Psychological Relating to the human mind or feelings.

Qualitative evidence synthesis The development of techniques to combine multiple sources of
qualitative data to derive best evidence for use in health care.

Reflex sympathetic dystrophy A type of complex regional pain syndrome. This condition occurs
because of malfunctions in the sympathetic nervous system and immune system.

Richness Text that reveals the complexities of what is being studied.

Second-order construct Primary study authors/researchers’ interpretation of lay understandings and
interpretations.

Spasticity An involuntary increased resistance to passive muscle stretching.

Systematic review A review of a clearly formulated question that uses systematic and explicit methods
to identify, select and critically appraise relevant research and to collect and analyse data from the
studies that are included in the review. Statistical methods (meta-analysis) may or may not be used to
analyse and summarise the results of the included studies.

Tertiary Tertiary care refers to highly specialised treatment.
Textual synthesis Forming a narrative or written summary.

Thematic analysis A method of analysing qualitative data following a series of steps to generate
themes.

Third-order construct New interpretations of the data that go beyond those reached within the
primary study.

Xeroderma pigmentosae A rare, genetic condition. The body is unable to repair damage to the DNA in
the skin, caused by ultraviolent radiation present during daylight.
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Plain language summary

hronic pain lasting 3 months or more affects at least 8% of children in the UK. It causes difficulties

with many aspects of children’s lives including relationships, school attendance and use of National
Health Services. In the UK, there are few specialist services and a lack of high-quality research for
managing children’s chronic pain.

Our study aimed to locate and pull together existing research on the experiences and views of children
with chronic pain and their families. We wanted to find out how they think about and live with chronic
pain, and their views and experiences of services and treatments, and what they want to achieve from

them.

We conducted this study alongside children with chronic pain and their families, charities, healthcare
professionals and academic experts. They helped us to conduct the study and to ensure our findings are
relevant to children, families and the National Health Service.

We pulled together data from 43 studies that best answered our questions. We found that moderate
and severe children’s chronic pain that was not well managed affected the whole family, including their
relationships and social lives. Families found it difficult to get help and a diagnosis from health services.
Most families wanted a medical cure for pain. Families had long waits for answers and treatment but
gradually realised there may be no cure, so they focused on living well with pain or gave up hope.
Children and families from ethnic minority groups or with a learning disability experienced
discrimination. Few studies focused on children under 5 years old, children with learning disabilities or
experiences of services. Families need a pain management approach tailored to the whole family’s needs
involving schools, social care and health services. Our findings could improve treatment guidelines,
training of health and social care professionals and service design and treatments.
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Scientific summary

Background

Chronic pain in childhood is widespread, affecting at least 8% of children and young people (CYP) in the
UK. For a sizeable number of children, chronic non-cancer pain has considerable negative impacts on
children’s lives and quality of life and leads to increased use of healthcare services and medication.
Treating adolescent pain alone has an annual cost of around 4 billion pounds in the UK. Provision of, and
access to, services for managing children’s chronic pain is limited. We also do not know which treatment
outcomes children and families value. To design and deliver services and treatments, which meet the
needs of patients and their families, it is vital that we understand how children with chronic non-cancer
pain and their families experience chronic pain, pain treatments and services, and which outcomes are
important to them. Qualitative research addressing these urgent, important issues exists but must be
synthesised to interpret the body of evidence. Existing qualitative evidence syntheses have focused on
either a narrow chronic pain population or topic and none produced a theory. Therefore, we conducted
a qualitative evidence synthesis using meta-ethnography, which is ideal for synthesising the diverse
contexts of children’s chronic pain research and developing theory. We refer to the meta-ethnography
by the acronym ‘CHAMPION’ (Children And young people’s Meta-ethnography on Pain).

The meta-ethnography was conceived as a Cochrane review to inform and supplement existing
Cochrane reviews of intervention effectiveness for children’s chronic pain. Cochrane requires qualitative
evidence syntheses to be integrated with intervention effects reviews to further understanding of
patient experiences, acceptability and implementation of interventions, which outcomes are important
to children and their families, and inform further intervention development.

Aim

To conduct a meta-ethnography on the experiences and perceptions of CYP with chronic pain, and their
families, of chronic pain, treatments and services to inform the design and delivery of health and social
care services, interventions and future research.

Review questions

=

How do children with chronic pain and their families conceptualise chronic pain?

How do they live with chronic pain?

3. What do they think of how health and social care services respond to and manage their/their child’s
chronic pain?

4. What do they conceptualise as ‘good’ chronic pain management and what do they want to achieve

from chronic pain management interventions and services?

N

Objectives

1. Conduct comprehensive searches to identify qualitative research literature on the experiences and
perceptions of children with chronic pain and their families to address review questions 1-4.

2. Select and synthesise relevant studies using meta-ethnography.

3. Ensure salience of findings via involvement of children with chronic pain and their families in study
design, analysis and interpretation.
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SCIENTIFIC SUMMARY

4. Assess how much confidence can be placed in our synthesised findings using GRADE-CERQual
(Grading of Recommendations Assessment, Development and Evaluation-confidence in the
evidence from reviews of qualitative research) in order to facilitate use of our findings for NHS
decision-making.

5. ldentify research gaps regarding review questions 1-4 in order to inform future research directions.

6. Integrate our findings with existing relevant Cochrane treatment effectiveness reviews in order to
determine if programme theories and outcomes of interventions match children and their families’
views.

7. Inform the selection and design of patient-reported outcome measures for use in chronic pain
studies and interventions and care provision to children and their families.

8. Disseminate findings to academic, clinical, lay and policy audiences to influence childhood chronic
pain policy and practice.

Methods

Design
We conducted a meta-ethnography, a seven-phase interpretive methodology, which takes into account
the contexts and meanings of the original studies.

Patient and public involvement

Patient and public involvement (PPI) of children with chronic non-cancer pain and their families was
fundamental to all aspects of our meta-ethnography conduct from study inception to dissemination. We
also worked with a Project Advisory Group of wider stakeholders. The groups approved the aim and
design and search strategy. They participated in workshops to decide study inclusion and sampling
criteria decisions, how to group studies for analysis, data interpretation, identification of research gaps
and to develop outputs. They also informed and assisted with dissemination of findings.

Review strategy

We carried out comprehensive searches of 12 bibliographic databases including MEDLINE (medical
literature analysis and retrieval system online), CINAHL (Cumulative Index to Nursing and Allied Health
Literature), PsycInfo and 9 others, with iterative supplementary searches, including citation tracking. We
searched for studies that had been published up to September 2022.

Selection criteria

To identify qualitative research studies with children aged 3 months to 18 years with chronic non-cancer
pain, and their families, which focused on their perceptions, experiences and views of chronic pain,
services and treatments. The final inclusion criteria were agreed with our PPl group. We included
qualitative research studies of any design using recognisable qualitative methods of data collection, in
any language, with no date restrictions. We did not include children with chronic pain related to cancer
or end of life because they have distinct care pathways; Cochrane reviews of effects also synthesise
non-cancer pain separately.

Data collection and analysis

Eligible studies were purposively sampled to ensure we could conduct an in-depth, synthesis of the
data most relevant to answering our review questions. Sampling, organising studies for synthesis and
analysis and interpretation involved our PPI group via two workshops and additional communication
by teleconference, e-mail and social media. ‘Conceptually rich’ and ‘thick’ studies, that is, those with
in-depth explanatory/interpretive findings and contextual details, were included. Sampling was
guided by Cochrane Qualitative and Implementation Methods Group Guidance, and our advisory and
involvement groups who agreed we should include non-UK studies and studies with moderately rich
data to ensure a wider range of pain conditions were represented. We assessed methodological
limitations of studies using the Critical Appraisal Skills Programme tool. We extracted data on study
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aims, focus and characteristics into Microsoft Excel® and findings using NVivo software. We
compared these study data to determine how studies related to one another and decided how to
order and group them for synthesis. Stakeholders and our PPI group agreed we should group studies
by pain condition. We used meta-ethnography to synthesise each group of studies separately before
synthesising them all together. Analysis and interpretation of studies involved children with chronic
non-cancer pain and their families and has resulted in theory to inform service design and delivery.
Our PPI group clarified the meaning of ambiguous study findings and identified and addressed gaps in
the data. We used the GRADE-CERQual approach to assess our confidence in each key review finding
and used a matrix approach to integrate our findings with 14 existing Cochrane reviews on treatment
effectiveness for children’s chronic non-cancer pain.

Results

One hundred and seventy studies met inclusion criteria. We sampled and synthesised 43 most relevant
conceptually rich and thick studies, which had minor (n = 24) or moderate (n = 19) methodological
limitations overall. Using GRADE-CERQual, we rated 36 descriptive-level review findings as high (n = 22)
or moderate (n = 13) confidence with only one very low confidence.

Twenty-three included studies were conducted in the UK, 17 in other high-income countries and 4 in
low- to middle-income countries (there is a three-country study, so the total does not add to 43 studies).
Included studies involved 325 CYP with chronic pain, most aged 10 years or older, and 308 family
members, mostly mothers. The studies covered chronic pain conditions including complex regional pain
syndrome, juvenile idiopathic arthritis, sickle cell disease, headache, migraine, abdominal pain,
musculoskeletal pain, epidermolysis bullosa, dysmenorrhoea, neurological conditions such as cerebral
palsy, unspecified chronic pain or a mix of conditions.

Moderate and severe children’s chronic pain had profound adverse impacts on the whole family, family
life and their wider social connections. Pain affected all aspects of an individual's and a family’s
functioning: family dynamics and relationships; family members’ emotions, well-being, autonomy and a
sense of self-identity; parenting strategies; friendships and socialising; children’s education and future
employment prospects; and parental employment. Families experienced difficulties in seeking and
getting help and support from health services to manage their child’s pain and its impacts. Most pain
management occurred outside of health services supervised by parents, especially mothers who were
usually the main caregivers.

Children and young people and their families were aware of the biopsychosocial (physical/biological,
psychological and social) impacts of chronic pain on their lives. However, most CYP and parents
understood the cause of chronic pain as having solely an underlying biological cause. This influenced
their expectations of, and interactions with, health services. However, families’ conceptualisations of
pain were dynamic and could change over time influenced by experiences of treatments, services and
interactions with healthcare professionals.

Interactions with healthcare professionals were frequently negative and stressful. CYP and parents,
particularly mothers, felt they were not listened to and believed, and thus felt unsupported. For instance,
CYP’s experiences of living with pain were ignored or their pain was disbelieved, and mothers felt
blamed for their child’s pain. Parents of younger children and of children with communication difficulties,
in particular, perceived that healthcare professionals did not always recognise their expertise in
assessing their child’s pain.

A key challenge for children and their families was that they found health services fragmented and very
difficult to navigate. Consequently, it was difficult to achieve satisfactory pain management. Families
often entered a lengthy cycle, which could last many years, of attending then reattending health services,
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and awaiting referral. In addition to these navigation challenges, CYP and their families, particularly CYP
with sickle cell disease and those with chronic pain and learning disabilities, such as Down syndrome,
experienced prejudice and discrimination in health services.

We created a model of how families navigate chronic management with two key routes labelled Path A
and B. On Path A, families seek a cure from services but often repeatedly seek services without pain
resolution. When their expectations of services are not met, they try to deal with pain alone, often
unsuccessfully, which can dominate family life. Psychological treatments are only used as a last option.
Path B depicts effective communication and expectation management by healthcare professionals which
can help families to shift their focus from a cure to trying to live well despite the pain. Families might
also realise independently over time that a cure is unlikely. Families on Path B tend to be more receptive
to biopsychosocial approaches for pain management, due to lack of other options. Families can move
between the paths depending on input from services and if pain worsens.

We developed new interpretive findings resulting in the family-centred theory of children’s chronic pain
and its management, which incorporates how children and families conceptualise pain, their experiences
of living with pain and of pain management services, and defines ‘good’ pain management and services.
Our mid-range theory describes good pain management and services as holistic, biopsychosocial, family-
centred pain management which acknowledges the impact of CYP’s chronic pain on all aspects of family
life and their social relationships. In the theory, pain management strategies are tailored to the family’s
needs. Schools, social services, social care and healthcare services function as inter-related aspects in a
whole system approach. This approach aims to reduce service fragmentation making services more
intuitive for families. Empathetic communication is a core component of this approach, and it is
fundamental for building trust between families and services. The theory includes assessment of chronic
pain and of families’ psychosocial needs to enable effective triage and trigger appropriate actions from/
referrals to different services (schools, social care and health services).

Cochrane systematic reviews of intervention effects and trials did not measure some outcomes
important to children and families, including effects of chronic pain on the family and resolution of pain.
Reviews have mainly neglected a biopsychosocial approach when considering how interventions work.

Limitations

There were few conceptually rich qualitative studies focusing on common pain conditions like migraine,
headache, abdominal pain; some rarer conditions; children with learning disabilities and under 5 years
old; siblings; boys with chronic pain; fathers; and experiences of treatments/services for chronic pain.
Our findings may not well represent the experiences and perceptions of the poorly represented groups
and there were gaps in the evidence regarding experiences and perceptions of treatments/services.

Three per cent (n = 1) of our findings were assessed as very low confidence, none were low confidence
and 36% (n = 13) were moderate confidence, using GRADE-CERQual. Additional evidence could
increase our confidence in those findings.

We excluded studies focusing on chronic cancer pain, end-of-life pain management and experiences of
healthcare professionals.

Conclusions

Currently, children’s chronic pain management does not involve holistic, biopsychosocial health and

social care tailored for children and integrated with support in the community, which considers the
needs of the entire family and the impact on the family life.
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The theory and findings developed in this meta-ethnography have the potential to contribute to the
development and updating of existing clinical guidelines on children’s chronic non-cancer pain; inform
training of health and social care professionals regarding children’s chronic pain management; and
inform service, treatment and intervention design and delivery. Ultimately, this could improve the care
provided and thus the health and quality of life of children with chronic non-cancer pain and their
families, which in turn could reduce the burden on health and social care services. Findings are being
disseminated widely to academic, lay, clinical and policy audiences. Outputs include a short, animated
film on YouTube for children (https:/youtu.be/Oz517xKYf50), academic journal articles, a webinar, a lay
podcast, an infographic, a policy briefing and other social media outputs. In addition, we have delivered
eight conference presentations.

Future work

Family-centred outcomes should be included in future trials of chronic pain interventions. Conceptually
rich, primary qualitative studies are needed to explore families’ experiences of services and treatments,
including pain management plans, pain assessment, opioid use in children and social care services;
experiences of children with autism and learning disabilities, under 5 years old, and with certain common
pain conditions, such as headache, migraine and abdominal pain and with some rarer conditions such as
Ehlers-Danlos syndrome; experiences of siblings and fathers of children with chronic pain; and
healthcare professionals’ experiences and perceptions of chronic pain management. A qualitative
evidence synthesis on chronic pain management for children with cancer is needed. Development and
testing of family-centred children’s chronic pain interventions, services and treatments are needed.

Study registration

This study is registered as PROSPERO, the International Prospective Register of Systematic Reviews
(reference: CRD42019161455) and Cochrane Pain, Palliative and Supportive Care (review number 623).

Funding

This award was funded by the National Institute for Health and Care Research (NIHR) Health and Social
Care Delivery Research programme (NIHR award ref: NIHR128671) and is published in full in Health and
Social Care Delivery Research; Vol. 12, No. 17. See the NIHR Funding and Awards website for further
award information.
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Chapter 1 Introduction

Background

Chronic pain in childhood is widespread: UK figures indicate that 8% of primary care consultations by

3 to 17 year olds are for musculoskeletal chronic pain alone;! at least 4-14% of children worldwide are
estimated to have chronic pain, but the prevalence could be as high as 24-88%, dependent on the type
of pain.? Frequent severe chronic pain of all types affects 8% of children, according to a Dutch survey.® A
global survey found that around 44% of adolescents reported chronic weekly pain.*

Definition

The eleventh revision of the International Classification of Diseases (ICD-11) defines chronic pain as
‘pain that persists or recurs for more than three months’> Chronic pain is recognised as a condition in
its own right but it is also a key feature of conditions, such as complex regional pain syndrome (CRPS),
inflammatory bowel disease (IBD) and juvenile idiopathic arthritis.

Size and impact of the problem

Chronic pain has considerable negative impacts on children’s health and quality of life; for instance,

UK surveys have shown that the majority of adolescents with chronic pain experience disability in
physical, psychological, social, familial and developmental domains.®” Chronic pain is associated with
increased use of healthcare services and medication,® adversely affects social and family relationships®1°
and results in poorer school attendance.** For treating adolescent pain alone, the cost to the NHS is
estimated at 4 billion pounds a year.'? UK parents pay £900 out-of-pocket expenses a year supporting
their adolescent’s chronic pain and have work absences of 7-37 days costing on average £750 per
family each year; some parents give up work entirely to care for their adolescent child.** Moreover,
longitudinal research indicates a high risk of childhood chronic pain continuing into adulthood?!* with
further individual, NHS and societal costs. For example adult back pain alone costs the UK economy £11
billion with a direct healthcare cost of £1 billion.*

Current service provision and clinical guidelines

Despite the high prevalence and serious impacts of childhood chronic pain, UK provision of and access
to specialist children’s chronic pain services and multidisciplinary chronic pain management is very
limited® and services are considered to be inadequate.’®'” The most recent National Pain Audit in
England and Wales in 2011-2"7 found that services were ‘of inconsistent standard and quality and not
always available for those who need them. This is particularly true for centres specialising in treating
children with chronic pain'' (p.4). The 2021 Lancet Commission ‘Delivering transformative action on
paediatric pain’ recognised that children’s pain is often undertreated.!®

There is also a lack of high-quality trials evidence to inform clinical guidelines, and thus guide children’s
chronic pain management.®1>18-24 This lack has been identified in the Scottish Intercollegiate Guidelines
Network (SIGN) guideline,® the 2020 World Health Organization (WHO) guideline®” and its supporting
systematic review,?° and Cochrane reviews of treatment effectiveness trials for children’s chronic non-
cancer pain.?>2 The 2021 National Institute of Health and Care Excellence (NICE),?? NICE chronic pain
guideline does not include children under 16 years of age due to the lack of robust trials evidence.?
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Furthermore, the 2018 SIGN guideline on the management of children’s chronic pain indicated that
UK-based healthcare professionals require more training in managing chronic pain in children.® For
instance, there is no inpatient clinic for children with chronic pain in Scotland; children with severe
chronic pain, that is not manageable within an outpatient setting, are sometimes referred to national
specialist services in Bath, Oxford or London for intensive pain management programmes because of
a lack of local expertise and/or programmes.'82! Research also indicates that healthcare professional
training in pain management in the UK and across Europe is insufficient.®*3! Hence, there is an urgent
need for the NHS to improve how it supports children with chronic pain and their families, using high-
quality evidence to inform design and delivery of services and treatments.

Evidence uncertainties and why this research is needed now

The SIGN guideline® concerning the management of pain in children, recent Cochrane reviews on
treatment effectiveness for children’s chronic pain,?>-2 and the Lancet Commission on children’s chronic
pain'® identified a dearth of research to inform chronic pain management. Several Cochrane reviews

on the effectiveness of different pharmacological treatments of children’s chronic non-cancer pain

also identified that we do not know which outcomes are important to children with chronic pain and
their families.??" Identifying these outcomes can guide design of services and treatments and inform
future research.

The WHO children’s chronic pain management guideline indicated that research is needed in many areas
including large multicentre trials and qualitative and mixed-method studies to understand how and why
interventions are effective.’ The guideline also specified that a biopsychosocial approach, which takes
into account the whole range of biological, psychological and social influences on pain, is required. The
guideline highlighted that there are inadequate data on interventions for chronic pain in children across
all age groups and a wide range of subpopulations, particularly children under 10 years of age, those
with intellectual or developmental disabilities, family members including siblings and caregivers. Without
high-quality evidence, children will not receive evidence-based good-quality pain management, resulting
in poor short-term and long-term outcomes in terms of pain and pain-related disability.

The Cochrane Pain, Palliative and Supportive Care (PaPaS) group prioritised research into children’s
chronic pain in 2018%2 and the International Association for the Study of Pain set its global theme for
2019 as ‘the year against pain in the most vulnerable’ - a group which includes children - in order to
raise awareness and improve pain assessment and management. The NIHR also recognised the urgent
need for research on chronic pain management with its themed call for research in this field. The 2021
Lancet Commission ‘Delivering Transformative action in children’s chronic pain’® called for research to
‘make pain better’.

It is crucial that we understand how children and their families experience, understand and live with
chronic pain of different kinds; which treatment outcomes are meaningful to them; and their views and
experiences of health and social care services in relation to their pain management in order to design
and deliver services and interventions which meet their needs and inform further research including
trials and the outcomes they measure. Qualitative research is ideally suited to addressing these urgent
and important issues.

Rationale for the research
Our preparatory work and scoping searches indicated existing relevant qualitative research to inform
these issues,®-3 but there were no existing or planned syntheses of this qualitative evidence, indicating

a gap in the research. These conclusions were based on our searches of PROSPERO, the International
Prospective Register of Systematic Reviews (in May 2019); bibliographic databases MEDLINE (Medical
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Literature Analysis and Retrieval System Online), Psyclnfo (American Psychological Association’s online

database) and PubMed; and Google Scholar using keywords (pain/chronic pain, children/paediatric); the
Cochrane library; our team’s reference databases; and reference lists in policy documents and Cochrane
reviews. We also consulted experts in the field and checked Zetoc alerts (journal article monitoring and
search service) of all newly published qualitative evidence syntheses.

To date, there has been inadequate use of qualitative research evidence about children and their
families’ experiences of chronic pain in the form of qualitative evidence syntheses to inform design of
trials and the outcomes they measure, services and treatments. Prior to commencing our qualitative
evidence synthesis, we identified existing published qualitative evidence syntheses, which were
limited in focus. Two syntheses looked at specific childhood chronic pain populations and topics - the
experience of living with juvenile idiopathic arthritis®® and the impact of pain on adolescents’ social
relationships.? Tong et al.®’ found that children and young people (CYP) felt different, misunderstood
and stigmatised and juvenile idiopathic arthritis restricted their social participation. Jordan et al.” found
mainly negative impacts of chronic pain on relationships, although some relationships became stronger
in the face of challenges.

In addition, three review authors (EF, JN, MSB) conducted a qualitative evidence synthesis for WHQO*°
in January-September 2020 (conceived after we had submitted a funding proposal for the research
reported here), to inform the revised 2020 guidelines for children’s chronic pain management.?

The WHO synthesis took a global perspective on the management of children’s chronic pain, with

a particular focus on research conducted in low- and middle-income countries. It incorporated the
perceptions and experiences of healthcare professionals, in addition to those of children with chronic
pain and their families. It focused solely on the views, perceptions and experiences of the risks,
benefits and acceptability of three types of intervention: pharmacological, psychological and physical
therapies. Our current qualitative evidence synthesis was intended to take a broader perspective

on chronic pain and its management than the three existing syntheses, including how children and
their families conceptualise and live with chronic pain of different kinds and to consider any kind of
intervention or service. We did not set out to explore the views of healthcare professionals (which were
explored in the WHO synthesis) and have focused mainly on the UK (including evidence from similar
high-income contexts).

Furthermore, none of the above three syntheses developed a theory to inform a comprehensive pain
management approach. There appears to be no comprehensive theory of children’s chronic pain,

which covers how children and families conceptualise pain, experiences of living with pain and of

pain management services and views of ‘good’ pain management and services. Most existing theories
have been developed within a specific field, which might narrow our understanding of how children
experience chronic pain. For instance, psychological theories tend to focus only on specific aspects of
the pain, such as what causes pain, or they adopt a child development approach to explaining children’s
understanding of their chronic pain.*! Biopsychosocial theories of chronic illness, which specify the
inter-relatedness of biological, psychological and social aspects of iliness, better reflect our theoretical
approach to chronic pain.*> However, there do not appear to be any comprehensive biopsychosocial
theories about children’s experiences of chronic pain and its management, for instance, one
biopsychosocial theory focused only on clinical assessment and management of children’s chronic pain.*®

Meta-ethnography is ideally suited to synthesising qualitative evidence on the complex issues related
to children’s chronic pain in order to develop new conceptual insights and theories to inform service
and intervention implementation.**#> Therefore, we conducted a rigorous qualitative evidence synthesis
using meta-ethnography** to investigate the diverse experiences and perceptions of children up to

age 18 years with chronic non-cancer pain and their families (children with cancer-related chronic pain
have different care pathways) and generate theory to inform health and social care. We refer to the
meta-ethnography reported here by the acronym ‘CHAMPION' (Children And young people’s Meta-
ethnography on Pain).
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INTRODUCTION

The meta-ethnography was also conceived as a Cochrane review intended to extend the findings of
existing relevant Cochrane reviews on the effectiveness of pharmacological interventions,?2-264647
psychological interventions,?”484 dietary interventions;>° and physical activity interventions?® for
children’s chronic pain. Integrating our qualitative findings with quantitative evidence of effect??-2¢
should inform the design and implementation of future interventions, and their evaluation and synthesis
by highlighting key outcomes that need to be addressed and generating hypotheses that can be

tested out. Data integration with Cochrane reviews of intervention effectiveness for children’s chronic
non-cancer pain also contributes to developing more relevant, acceptable and effective interventions
through greater understanding of the pain experience from the perspective of children, parents and
wider family members.

While we were conducting our meta-ethnography, core outcomes for clinical trials were published
which identified outcomes of importance to a narrow sample of children with chronic pain in the USA.>!
This core outcome set was developed from a study that recruited mainly female patients, all aged

over 12 years, from tertiary pain and gastroenterology services, and drew on limited qualitative data
from open-ended survey questions. Our meta-ethnography could further enhance the outcome set by
potentially confirming, disconfirming and/or supplementing their outcomes with data from a wider range
of participants.

The meta-ethnography could change healthcare delivery and policy, inform treatments and indicate gaps
in knowledge and hence new directions for chronic pain research.>? Because chronic pain is an aspect of
many health conditions, our findings should have wide reach and transferability to similar settings across
paediatric patient groups, while recognising the heterogeneity of children’s chronic pain.z

Research plan

Research aim

To conduct a meta-ethnography on the experiences and perceptions of children with chronic pain, and
their families, of living with chronic pain, treatments and services to inform the design and delivery of
health and social care services, interventions and future research.

Review questions

1. How do children with chronic pain and their families conceptualise chronic pain?

2. How do children with chronic pain and their families live with chronic pain?

3. What do children with chronic pain and their families think of how health and social care services
respond to and manage their/their child’s chronic pain?

4. What do children with chronic pain and their families conceptualise as ‘good’ chronic pain manage-
ment and what do they want to achieve from chronic pain management interventions and services?

Objectives

1. Conduct comprehensive searches to identify qualitative research literature on the experiences and
perceptions of children with chronic pain and their families to address review questions 1-4.

2. Select relevant studies and synthesise them using meta-ethnography.

3. To ensure salience of findings via involvement of children with chronic pain and their families in
study design, analysis and interpretation.

4. Assess how much confidence can be placed in our synthesised findings using GRADE-CERQual
(Grading of Recommendations Assessment, Development and Evaluation-confidence in the
evidence from reviews of qualitative research)® in order to facilitate use of our findings for NHS
decision-making.

5. Identify research gaps regarding review questions 1-4 in order to inform future research directions.
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6. Integrate our findings with existing relevant Cochrane treatment effectiveness reviews?2-28:4¢-5054.55
in order to determine if programme theories and outcomes of interventions match children and
their families’ views and preferences.

7. Inform the selection and design of patient-reported outcome measures for use in chronic pain stud-
ies and interventions and care provision to children and their families.

8. Disseminate findings to academic, clinical, lay and policy audiences to influence childhood chronic
pain policy and practice.

Summary

Children’s chronic pain is a widespread public health problem. We will report our analysis and synthesis
of qualitative evidence to reach new interpretations and generate explanatory theory, increasing our
understanding of families’ experiences and perceptions of chronic pain, pain treatment and services.

See Chapter 2 for details of the methodology including meta-ethnography.
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Chapter 2 Meta-ethnography methods

Introduction

In this chapter, we provide a detailed account of the methods used to conduct our meta-ethnography.

Research design

We conducted a meta-ethnography* following the methods of Noblit and Hare,** Cochrane Qualitative
Implementation Methods Group (QIMG) guidance®® and the eMERGe meta-ethnography reporting
guidance*>758 and its associated methodological publications®?¢° to facilitate the production of

a high-quality meta-ethnography. We registered our review protocol on PROSPERO (reference:
CRD42019161455) and published an a priori protocol with the PaPaS group (review number 623).6*

Meta-ethnography has a unique analytic synthesis method; this involves systematically comparing

the meaning of concepts from primary studies, identifying new overarching concepts and linking

these into one or more ‘line of argument’ syntheses leading to novel conceptual insights and theory
development.*>5? Meta-ethnography does not involve simply aggregating findings.*** It is a rigorous,
inductive methodology which takes into account the contexts and meanings of the original primary
studies,** making it ideal for synthesising the diverse contexts of children’s chronic pain research. The
seven phases of meta-ethnography*+4>>7:57¢0 gre described (Figure 1); although presented linearly, some
phases run in parallel, and the process is iterative.

Phase 1. Selecting meta-ethnography and getting started. Choose synthesis method and topic
focus

2

Phase 2. Deciding what is relevant to the initial interest. |dentify and select studies to synthesise

A4

Phase 3. Reading the studies. Repeatedly read eligible studies while paying attention to details and
recording key study data

N Z

Phase 4. Determining how the studies are related. Explore how the studies relate to one another
in terms of findings, meanings, foci and theoretical underpinnings to inform how to synthesise them

\/

Phase 5. Translating the studies into one another. The initial step in data synthesis.
Systematically compare the meaning of findings (e.g. concepts, themes) within and between
studies to identify the range of common and unique concepts

N Z

Phase 6. Synthesising translations. The further synthesis of data. Compare, match and merge the
common and unique concepts from phase 5 to develop new interpretations and overarching
concepts. Link new interpretations and concepts into lines of argument and develop theory from these

N Z

Phase 7. Expressing the synthesis. Convey the synthesis findings in formats suited to the
audiences

FIGURE 1 The seven phases of meta-ethnography.#44%57.59:60
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META-ETHNOGRAPHY METHODS

This meta-ethnography was conceptualised as a Cochrane review.®¢? |t is a Cochrane requirement
that qualitative evidence syntheses, such as meta-ethnography, are used to supplement reviews of
intervention effects to further understanding of the development and implementation of interventions.
Therefore, the meta-ethnography findings were integrated with existing relevant Cochrane reviews of
intervention effects.

In delivering this meta-ethnography, the review team worked in partnership with children living

with chronic pain and their families and other stakeholders collaborating on all aspects of the meta-
ethnography conduct. They influenced the aim and review questions during proposal development,
the final search strategy (when finalising the protocol) and study sampling decisions and interpretation
of data during conduct of the meta-ethnography. For a detailed description of patient and public
involvement (PPI), see Chapter 3.

Phase 1: Selecting meta-ethnography and getting started

Meta-ethnography is ideally suited to developing new understandings, insights and theory about

the experiences of children with chronic pain and their families to inform service and intervention
implementation and identification of outcomes of value to children and families. Preliminary searches
indicated that no meta-ethnography existed in this area, and that a reasonable-sized and conceptually
rich (in-depth explanatory/interpretive) evidence base existed, suitable for meta-ethnographic synthesis,
to address our review questions. Meta-ethnography involves reinterpretation of the findings in primary
studies, taking into account the contexts and meanings of the original studies;* it therefore requires
in-depth explanatory or ‘conceptually rich’ data with accompanying detailed or ‘thick’ data on the

study context.

Criteria for considering studies for this review

Topic of interest

Our topic focus was refined through discussion with health consumers (professionals and patients, see
Chapter 3 for more details), examining relevant Cochrane intervention reviews and scoping searches of
the available literature. We included studies that focused on the views and experiences of children with
chronic non-cancer pain and their families towards chronic pain, health services and treatments. We
excluded chronic cancer pain following common practice in chronic pain research, including Cochrane
intervention effects reviews on children’s chronic pain, which focuses on cancer pain separately due to
the very different care pathway and causes of the pain.??-?¢ End-of-life chronic pain in the last weeks
and months of life was excluded for similar reasons; children have a distinct care pathway accessing
different kinds of services, for example hospices, and their pain management has different aims and
considerations, for example addiction to analgesics is less of a concern. We defined a ‘child’ as a person
under 18 years of age, according to the UN Convention of the Rights of a Child.

Inclusion criteria

e Peer-reviewed journal articles, published reports, book chapters, books, PhD theses.

e Contained qualitative research data on chronic pain, that is, pain lasting for 12 weeks or more,
relevant to the review questions.

e Reported the views of children with chronic non-cancer pain from 3 months up to age 18 years or
their family members (e.g. parents/guardians, grandparents, siblings).

e Qualitative primary research studies of any design (e.g. ethnography, phenomenology, case studies,
grounded theory studies) including mixed-methods studies if it was possible to extract data that were
collected and analysed using qualitative methods.

e Used recognisable qualitative methods of data collection (e.g. focus group discussions, individual
interviews, observation, diaries, document analysis, open-ended survey questions) and analysis (e.g.
thematic analysis, framework analysis, grounded theory).
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e In any language.
e Any publication date.

Exclusion criteria

e Acute pain, that is, pain lasting for < 12 weeks, such as that caused by medical procedures.

Cancer pain.

Pain in neonates and babies < 3 months old.

Focused on end-of-life pain management (in the last weeks and months of life).

Non-empirical article, for example editorial, commentary, study protocol.

e Findings did not differentiate between children with acute and chronic pain.

e Findings did not differentiate between adult and child participants.

e Studies did not use qualitative methods for data collection and/or analysis (e.g. studies which
analysed qualitative data quantitatively).

e Literature reviews.

The inclusion criteria were discussed and subsequently agreed with our PPI group (see Chapter 3).

Search strategy

Phase 2: Deciding what is relevant to the initial interest

A rigorous search for studies was conducted via bibliographic databases and supplementary searches,
as outlined below. RT led the design and conduct of literature searches assisted by the research fellow
(MSB) and Cochrane PaPaS. Initial literature searches of all information sources were conducted
between August and September 2020. Bibliographic database searches were updated in September
2022 to bring the review up to date prior to publication. Studies were selected according to the
methods outlined in Selection of studies. Our PPI group discussions informed which websites to search
and which experts to approach for study suggestions (see Chapter 3).

Bibliographic database searches
We searched 12 bibliographic databases selected for their good coverage of qualitative research and
spectrum of relevant disciplines (Table 1).

TABLE 1 Bibliographic databases searched

Discipline/type of literature Databases

Health and social care CINAHL
EMBASE
MEDLINE (including MEDLINE in Process and ePub ahead of print)
Social Care Online (Science Citation Index Expanded)

Psychological Psycinfo
Sociological Social Sciences Citation Index
Education British Education Index
Multidisciplinary Scopus
Grey literature and theses HMIC
OpenGrey
EThOS
CYP Child Development and Adolescent Studies

CINAHL, Cumulative Index to Nursing and Allied Health Literature; EMBASE, Excerpta Medica Database; EThOS,
Electronic Theses Online Service; HMIC, Health Management Information Consortium.
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See Appendix 1 for the database search strategy for MEDLINE. The search strategy combined three
key search concepts: (A) qualitative study designs; (B) population - children and their families; and (C)
phenomenon of interest - chronic pain. The MEDLINE strategy was then adapted to the remaining
bibliographic databases listed in Appendix 1. All databases were searched from their inception.

Supplementary searches
Supplementary searches?!? for studies were conducted between 1 August 2020 and 17 December
2020 via:

e Searches of key websites, as outlined below.
e Hand-searching 24 months, from 1 December 2018 to 31 December 2020, of key journals relevant
to our review questions and/or qualitative health research:
o BMC Pediatrics
o Clinical Journal of Pain
o European Journal of Pain
o Journal of Pediatric Psychology
o Qualitative Health Research
o Social Science and Medicine
o Sociology of Health and lliness

e Contacting experts in the field for recommended studies, including ongoing research.
e Checking reference lists of included papers and relevant literature reviews for any further
relevant studies.

Grey literature was identified by searching:

e Three bibliographic databases [Health Management Information Consortium (HMIC), OpenGrey and
Electronic Theses Online Service (EThOS) - see Table 1].

e Websites of key organisations representing chronic pain health conditions including British
Pain Society, Department of Health, NIHR Library, Sickle Cell Society, Versus Arthritis, CRPS
UK, Fibromyalgia Action UK, Crohn’s and Colitis UK, Reflex Sympathetic Dystrophy Syndrome
Association, European League Against Rheumatism network, European Pain Federation, Pain Relief
Foundation, Children’s Health Scotland, children’s hospitals, Reflex Sympathetic Dystrophy Syndrome
Association supporting the CRPS community, Children’s Health Scotland, The Royal National Hospital
for Rheumatic Diseases, Royal National Orthopaedic Hospital, Great Ormond Street Hospital for
Children, Sick Kids Hospital, NHS Lothian and Evalina Hospital in London.

Supplementary searches were not updated in 2022 due to resource limitations, with the exception of
asking experts to suggest potentially relevant new studies. A Preferred Reporting Items for Systematic
Reviews and Meta-Analyses (PRISMA) flow diagram was used to record search results and the results
of study screening for inclusion (Figure 2). Characteristics of the excluded studies can be seen in Report
Supplementary Material 1.

Selection of studies

Literature screening and selection

Search results were exported to EndNote and duplicates removed. Then one reviewer (MSB) screened
titles to remove off-topic records that were clearly not about children’s chronic pain, which was
checked by a second, independent reviewer (RT). All remaining references were uploaded to Covidence
systematic review management software.® First, titles and abstracts were screened, and clearly
ineligible records were excluded. Then, the full text of all remaining studies was screened against our
full inclusion criteria. At both stages, records were screened in duplicate by two independent reviewers
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FIGURE 2 PRISMA flow diagram.

(MSB, RT, EF, IU, LF, AJ, JN and/or KT). Disagreements were resolved through discussion and referred to
a third reviewer, if necessary. Ten randomly chosen studies were used to pilot and standardise screening
practices between reviewers.

Language translation

The review team are proficient in English, Portuguese, Spanish, Dutch and French. Any titles, abstracts
and full texts published in any other language were initially translated through Google Translate to
determine eligibility.

Sampling

Our final set of included studies was purposively sampled from all studies meeting our eligibility criteria.
We used published guidance from The QIMG?%4-%¢ and input from our PPl group and Project Advisory
Group (PAG) (see Chapter 3) to develop a strategy for sampling studies summarised below and in Box 1.
In short, our sampling approach prioritised ‘conceptually rich’ and ‘thick’ UK studies with explanatory/
interpretive findings and detailed contextual data, and then filled gaps in the data with less rich/thick UK
studies and both rich/thick and less rich/thick non-UK studies. Our rationale for this is described below.

A meta-ethnography warrants studies with a good or fair amount of rich qualitative data and moderate
to fair depth or ‘thickness’ of context and setting descriptions.>® We assessed the conceptual richness
of findings (i.e. whether the findings were explanatory/interpretive) and the thickness of contextual
detail (how in-depth the context, intentions and meanings underlying the findings were) in UK studies
selecting rich and thick studies for synthesis. This ensured that we were including studies that were
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BOX 1 Summary of final sampling strategy

Round 1 - We included all publications reporting UK studies (‘UK publications’) assessed as 3* for richness.
Round 2 - We included all UK publications assessed as 2* for richness.

Round 3 - We included non-UK publications focusing on pain conditions, palliative care and/or types and ages
of participants (e.g. children under 5 years old) not well represented in the sampled UK publications.

Round 4 - We included non-UK publications from high-income contexts similar to the UK NHS and relevant to
review question 4 (assessed by checking the aims and abstracts).

Round 5 - We included non-UK publications whose aims were most closely related to our aim and review
questions (assessed by their abstract), which had been published after 2006.

the most adequate to address our review questions that were developed for a UK context. We adapted
Ames, Glenton® existing scale in assessing data richness, developed for qualitative evidence synthesis
using thematic analysis, into a 3-point scale to suit meta-ethnography to focus on conceptual richness
and contextual ‘thickness’, drawing on Popay et al.¢” and Cochrane QIMG guidance.®® The scale and user
guidance were drafted, piloted and revised by the research team. Table 2 presents our final richness scale
(in which we used only the terms ‘thick’ and ‘thin’, whereas we would now also use the terms ‘rich’ and
‘poor’).

We first selected all the 3* UK publications for inclusion. We then explored any potential gaps in the
data provided by these studies. We extracted basic information such as age and type of participants,
pain condition, aims, setting and which of our review questions were addressed by their findings. These
3* UK publications only covered a limited range of pain conditions, and few provided information on
review question 4, which indicated that the UK publications might not provide sufficient data to answer
all our review questions.

Further sampling decisions were made in collaboration with our PPI group and PAG, to ensure that
the synthesis addressed what is of greatest importance to children and their families and considered
the views of other key stakeholders including healthcare professionals. The PPl members supported
our preferred option not to include poor UK studies (rated 1* for richness) but felt we should include
2* as well as 3* UK studies. We therefore continued with a meta-ethnography rather than conduct

a thematic synthesis, which could have incorporated less rich 1* findings. PAG members, including
PPI representatives, agreed it was important to include non-UK studies (i.e. studies not conducted in

TABLE 2 Adaptation of Ames richness scale developed for meta-ethnography

Richness Score Measure Example

1* Thin or fairly thin qualitative data (findings) For example a mixed-methods study using open-ended
presented that relate to the synthesis survey questions, a more detailed qualitative study
objectives. Little or no context and setting where only part of the data relates to the synthesis
descriptions objectives, or a limited number of qualitative findings

from a quant-qual mixed-methods or qualitative study

2% Fairly thick qualitative data (findings) that For example a typical qualitative research article in
relate to the synthesis objectives. Some/ a journal with a smaller word limit and often using
moderate amount of context and setting simple thematic analysis

descriptions

3* Thick or very thick qualitative data (findings) For example data from a detailed ethnography or a
that relate to the synthesis objectives. Fairly published qualitative article with the same objectives
detailed or detailed/fairly large or large as the synthesis that includes more in-depth context

amount of context and setting descriptions  and setting descriptions and an in-depth presentation
of the findings
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the UK), as long as they fitted our aim and review questions, to try to represent a wider range of pain
conditions and of participants. We completed richness assessments only for those non-UK studies
which met our sampling criteria. Only those non-UK studies that were rated as 2* or 3* for richness
(fairly or very rich data on our review questions) were included. We repeated the sampling process
following the update of our literature searches in September 2022.

We referred to the PROGRESS-plus criteria (place of residence, race/ethnicity/culture/language,
occupation, gender/sex, religion, education, socioeconomic status and social capital) when judging
whether relevant populations were represented in the sample.t® We used the four GRADE-CERQual
domains (methodological limitations, adequacy, coherence, relevance) to guide the sampling
process in order to develop the strongest findings for decision-making (see Assessing confidence in
synthesised findings).

Assessing methodological limitations of included studies

In addition to assessing the conceptual richness of studies, as described above, we also assessed the
methodological limitations of the included studies. Two independent reviewers (EF, MSB, IU, LF and/or
three volunteer research assistants) assessed methodological limitations of the included studies using
the Critical Appraisal Skills Programme (CASP)”° qualitative tool using the following domains:

e Was there a clear statement of the aims of the research?

e |s a qualitative methodology appropriate?

e Was the research design appropriate to address the aims of the research?

Was the recruitment strategy appropriate to the aims of the research?

Were the data collected in a way that addressed the research issue?

Has the relationship between researcher and participants been adequately considered?
Have ethical issues been taken into consideration?

e Was the data analysis sufficiently rigorous?

e Is there a clear statement of findings?

Studies which were limited by poor methodological reporting were not excluded. No studies were
judged to be fatally flawed (e.g. methodologically unsound); fatally flawed studies would have been
excluded because there is a distinction between quality of methodological reporting and quality of
study design (with only the latter being detrimental to the quality of the findings). We resolved any
potential disagreements by discussion, and when necessary, a third review author was consulted. Where
a review team member was the author of an included study, they were not involved in the assessment to
ensure an unbiased appraisal. The end point of assessment was an overall judgement of methodological
concern for each individual study (no or minor concerns, moderate concerns or serious concerns). We
transparently recorded all decision-making in Microsoft Excel. Assessments of methodological limitations
subsequently informed GRADE-CERQual judgements of how much confidence can be placed in our
synthesised findings (see Chapter 4).

Data extraction, analysis and synthesis: meta-ethnography phases 3-6

Phase 3: Reading the studies and data extraction

Studies were repeatedly read in full by at least two team members. We recorded study characteristics
of all eligible studies (e.g. aim; country; number and type of participants, e.g. gender, age, diagnosis/type
of chronic pain, patients, parents or other family members) in Microsoft Excel. Further characteristics
were recorded for the final included studies such as study design, recruitment setting, sampling method,
methods of data collection and analysis, ethnicity, conflicts of interest, funders. We referred to the
PROGRESS-Plus criteria, described above, when extracting data on participant characteristics.*’
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Full-text PDFs of the included studies were uploaded into NVivo qualitative data analysis software.”*
Each study was added as an individual ‘node’ and all of its conceptual findings were extracted as
‘subnodes’. (A ‘node’ is a container, given a specific label, into which data are gathered.) Each conceptual
finding or theme was ‘extracted’ or coded, regardless of whether it appeared in the ‘findings’ or
‘discussion and conclusions’ sections, and labelled with the author, study identification number and

the concept/theme name (see Report Supplementary Material 2). Authors’' recommendations and
‘interventions that worked’ were also extracted as subnodes for each paper. In total, we extracted data
into 529 nodes. Some studies did not contain conceptual-level data but instead contained, for example
descriptive themes or rich descriptions. For these studies, where possible, we interpreted the findings
to develop new concepts and coded them at a new node. For studies identified in the updated searches,
we compared the findings of included studies directly with our synthesis findings rather than extracting
data in NVivo.

Phase 4: Determining how studies are related - grouping studies

In deciding our approach to grouping studies for synthesis, we considered grouping studies by type of
participant (children, parents or siblings), or age of the children focused on (e.g. 0-5 years, 6-8 years), or
type of pain/pain condition. We concluded that we could not classify studies into groups according to
the type of participant or the children’s age group because many studies included the views of children
and parents and/or focused on a wide age range. Grouping by the type of pain or pain condition seemed
to be a more feasible and logical approach. Therefore, we then looked at existing systematic reviews of
intervention effectiveness and qualitative evidence syntheses on children’s chronic pain to see how they
had grouped studies by conditions and consulted our healthcare professional PAG and team members to
agree the groupings (see Chapter 3).

We found only two Cochrane effectiveness reviews on children’s chronic pain which had grouped trials
into headache versus non-headache chronic pain (all other pain conditions) for subgroup analyses; the
decision was based only on the numbers of trials.>*>> Separate Cochrane reviews had been conducted
specifically for recurrent abdominal pain and for sickle cell disease pain in children. We planned to
integrate our findings with existing Cochrane effectiveness reviews so separate groupings on sickle cell
disease, headache and recurrent abdominal pain seemed appropriate. A WHO review % had categorised
trials by pain condition, according to the ICD-11 classification. Most of our included studies provided a
poor level of detail on pain conditions so we could not use ICD-11 to classify and group them. The only
two qualitative evidence syntheses in the field at the time?® did not group studies by condition since
one focused solely on juvenile idiopathic arthritis®® and the other included only eight studies.’

After seeking advice from the healthcare professionals in the PAG (see Chapter 3) and team members,
we grouped included studies by health condition, which resulted in a total of 11 groups:

e Juvenile idiopathic arthritis

e Abdominal pain

e CRPS

e Sickle cell disease

e Headache

e Neurological conditions

e Musculoskeletal conditions

e Skin conditions (epidermolysis bullosa)
e Dysmenorrhoea

e Mixed conditions

e Unspecified types of chronic pain

We consulted high-quality relevant systematic reviews and qualitative evidence syntheses to inform our
subgroup analysis.>272-74
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Phase 5: Translating the studies into one another

The conceptual data/findings from all NVivo nodes were interpreted in chronological order from the
earliest publication date using NVivo memos. This process consisted of interpreting and capturing

the key meaning of each conceptual finding while taking account of relevant contextual data. These
interpretive memos were labelled with the condition, author’s name, study identification number and
concept/theme name (see Report Supplementary Material 3). For the first three studies, each node was
interpreted independently by two reviewers (EF and MSB). The two reviewers then discussed their
interpretations and, if possible, agreed a joint interpretation recorded in one memo or recorded their
alternative interpretations. For the remaining studies, one reviewer interpreted the data (EF or/and
MSB) from each node and recorded this in a memo; a second reviewer (EF and MSB, IU, RT, LC and/or
AJ) read the data coded at the node, then read the first reviewer’s interpretive memo and challenged,
confirmed and/or added to the interpretation of the first reviewer. All authors kept an ‘analysis journal’

in a memo in NVivo to record any reflections, thoughts, issues or questions during the analysis.

Informed by our PPI group and based on previous meta-ethnographies,’? we initially analysed data in
each grouping of studies separately before bringing them all together in phase 6, as we describe below.
In total, 346 memos were created. In phase 5, we used the data in the memos to compare concepts
systematically, study by study for each of the 11 condition groupings to identify both common and
unique concepts. The translation and interpretation were completed using an inductive approach,
guided by data and focused on meaning and context. At least three reviewers analysed (translated) the
concepts to try to reach a new level of interpretation.

In the study-by-study translation for each grouping, all memos were downloaded from NVivo as .docx
files and combined into one Word document. Then, we read the interpretive memos for each study
in chronological order by publication date. We took the earliest publication first and read the memos

TABLE 3 Example of translation process of one construct (abdominal pain grouping)

Author’s name_#studylD_name of
the construct

Brodwall”*#5239_Desire for a specific
diagnosis and discussion with a
professional

The outcome most wanted by parents
after examinations were detection of
a somatic disease with a well-defined
treatment. ( ... ) Parents described

as extremely sad and frustrating
regarding the lack of diagnosis that
could potentially led to a treatment.
Focusing on the pain could drive the
family and the doctor into a vicious
cycle of hunting for undetected
causes instead of focusing on pain
management.

The anxiety that something danger-
ous may be overlooked may make the
parents crave further examinations.
(...) They wanted their child to have
further medical examinations, and
that this should happen quickly in
case it is ‘something very serious’.

Author’s name_#studylD_name of the construct

Smart’*#3799_Interactions with doctors

Mothers (n = 22) visit doctors to establish whether a child
was malingering (3 cases); to exclude a physical disease so
that they could manage the pain themselves (13 cases); and
to seek help in managing the pain (6 cases).

Mothers (22) reported consulting doctors to establish
whether a child was ‘malingering’ (3 cases) (mothers); to
exclude a physical disease so self-manage the condition (13
cases); and to seek help with pain management (6 cases).
Mothers’ view the interaction as satisfactory when they
had been given a simple explanation for the pain as this
acknowledged that the child was indeed genuinely ill and
their concerns for their child were thus legitimate which
removed any charge against their competence.

Mothers perceived interactions with doctors to be
satisfactory when a simple explanation for the child’s pain
had been offered. Such an explanation provided validation
of (1) parental concerns, (2) legitimacy of the child’s illness
and alleviated any potential charges against maternal
competence.

Our
interpretations/
common

and unique
constructs

Importance
of diagnosis
for parents
(Brodwall,”®
Smart’¢)

Parents wished
for a diagnosis
that would
enable treat-
ment, were sad
and frustrated
with the lack

of diagnosis
and anxious it
is ‘something
very serious’.
Focusing on
finding a diag-
nosis could be
at the expense
of pain manage-
ment. Diagnosis
legitimised and
validated the
pain.
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for each concept, we compared the meaning of each with the memos for the second study looking for
similar and contradictory concepts, we then compared these with the third study and so on, until we
had identified the full range of concepts including common and unique concepts. To help juxtapose the
concepts, we used tables in a MS Word document, one for each grouping, described below (Table 3).
For groupings with only one publication, we looked for and identified any overarching concepts where
possible. One reviewer (EF or MSB) carried out the initial translation for each grouping. A second and
third reviewer (EF, MSB, IU, AJ, RT, LF, LC and/or JN) then read and challenged, confirmed and/or added
to the translation. Common and unique concepts were identified within each grouping.

One PhD thesis’” was also published in two other included publications®78 and contained similar data/
findings, which were analysed together and considered as one publication. Britton (2002)7? and Britton
(2002)%° reported different participants’ perspectives from the same study sample, so findings were also
analysed as separate publications. Renedo (2020)%! and Renedo (2019)%? also used the same cohort for
their studies and presented similar findings, and therefore were analysed as one publication.

Phase 6: Translation and synthesis within condition groupings

After the process of comparing concepts and looking for common and unique concepts in phase 5,

we matched, merged and developed overarching third-order constructs. These third-order constructs
expressed a new interpretation of the data which went beyond the findings of the original studies;

we achieved this for some of the conditions for which there were sufficient in-depth data. Report
Supplementary Material 4 and Appendix 2 show, for each pain condition grouping, how we progressed
from included study findings to third-order constructs, illustrating the outcomes of our translation and
synthesis of translations. We produced a textual synthesis in a narrative format for each of the concepts,
and where possible, we also created diagrams showing how the new constructs linked to each other. We
also referred to any theory or model produced by the original authors of the studies to check we had
taken account of the original meanings.

All phase 5 translation and phase 6 synthesised translation information for each grouping was
summarised in a table (example in Table 3) which included the author’s name and study identification
number; a list of all the author’s themes or concepts labels (second-order constructs); where relevant,
a list of our constructs (new second-order constructs) created for descriptive studies; a list of common
and unique constructs across all studies (created from study-by-study translation); and a list of any
overarching third-order constructs (our new interpretations).

Britten et al.® coined the term ‘third-order constructs’, thus further developing Schutz's® notion of ‘first-
order constructs’ - lay understandings - and ‘second-order constructs’ - the researchers’ interpretations
of the first-order constructs. The translation and synthesis process resulted in a total of 39 third-order
constructs and 169 second-order constructs across all the groupings.

Translation and synthesis across condition groupings

To translate and synthesise data across condition groupings, we conducted a series of four research
team meetings including one hybrid in-person/online and three synchronous online meetings. Prior to
meeting, data from all groupings were organised into one document, which included all the narratives
(the textual syntheses) created from the translation process, and data that were used to create new
second- and third-order constructs. Labels (like Post-it® notes) for each construct including the
condition, the name of the construct, the contributing studies and a brief description of the construct
were used during the meeting. Labels were colour-coded according to the condition and whether they
were second- or third-order constructs. Six members of the team then organised the labels through a
thematic analysis into distinct themes and then into broader ‘analytic categories’ (thematic headings)
according to shared meaning. Four members attended in person (EF, IU, LF and MSB) and two members
online (RT and AJ). Members participating online were able to follow the analysis process using a
Padlet® (a real-time collaborative web platform used to share and organise content - see Report
Supplementary Material 5).
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Following the hybrid analysis and synthesis meeting, the narrative document (containing all themes/
constructs across all groups) was reorganised according to the new ‘analytic categories’. A further three
online team meetings using Google Jamboard?® (a digital interactive whiteboard) focused on analysing
the findings using all the different perspectives and expertise from the whole research team (see Report
Supplementary Material 6).

Once all data were organised into analytic categories (five categories were created), we finished
updating the textual synthesis, and used Microsoft Teams®” whiteboard to create diagrams to express
and understand how themes/constructs and analytic categories were related (see Report Supplementary
Material 7). We used the diagrams created in Microsoft Teams whiteboard to discuss the findings/
analysis virtually with the research team; subsequently, we produced short descriptions for each analytic
category based on the diagrams. These descriptions were developed into detailed textual syntheses.

We continually further developed and refined our analysis and synthesis. In order to clarify our
terminology, where we had been able to reach the level of new interpretation, the analytic categories
were renamed as ‘third-order constructs’, for example ‘Pain organises the family system and the

social realm’, most comprise ‘second-order constructs’, for example ‘adapted parenting’, which we

had previously called ‘themes’. We developed lines of argument - the ‘overarching storylines’ - to
explain how all the final constructs linked together with the help of diagrams in Whiteboard and team
discussion. These lines of argument together enabled us to develop our theory of children’s chronic pain.
We discussed and clarified ambiguous or unclear findings with our PPl and PAG groups (see Chapter 3).

Assessing confidence in synthesised findings

Grading of Recommendations Assessment, Development and Evaluation-confidence in the evidence
from reviews of qualitative research assessments of how much confidence can be placed in individual
qualitative evidence synthesis findings help decision-makers in the NHS and policy-makers use the
findings to inform policy and practice; assessments indicate how well each finding represents the
phenomenon of interest.>® We applied the GRADE-CERQual approach to our meta-ethnography
findings,>® using the online iSoQ (interactive summary of qualitative findings) software tool. We used
CERQual to evaluate the overall confidence in the synthesised evidence for each review finding
according to its adequacy of data, coherence, relevance and the methodological limitations in the
primary studies contributing to a synthesised finding.>® Adequacy refers to the overall richness and
quantity of data supporting a review finding.2® Coherence refers to the fit between the data from the
primary studies and a review finding.?? Relevance is how applicable the data supporting a review finding
are to the context (e.g. population, phenomenon of interest, setting) specified in the review question.?”®
Methodological limitations refer to concerns about the design or conduct of the primary studies that
contributed to a review finding.?!

Integration of synthesised qualitative findings with Cochrane intervention reviews

It is important for decision-making to develop an overall understanding of intervention effect,

feasibility, acceptability and factors that create the context for barriers and facilitators to successful
implementation. We therefore integrated our synthesised qualitative findings with the results of

recent Cochrane intervention effectiveness reviews??-2846-505455 ysing quantitative/qualitative data
integration methods from Cochrane QIMG?? to determine if the programme theories (i.e. how a

complex intervention is thought to work®®) and outcomes of interventions match families’ views and
expectations. We created a matrix in Microsoft Excel’ to juxtapose key outcomes and aspects of
interventions that are important to children and families with the outcomes and focus of the reviews.
We extracted the programme theories for all reviews and two reviewers (EF, KT) assessed whether these
matched families’ views, experiences and expectations and whether they adopted a biopsychosocial
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perspective. A programme theory is simply the theory of how the intervention works and does not imply
a realist methodology.

Integration mechanisms for quantitative results and qualitative findings

There were various points in overall meta-ethnography production at which integration occurred.?>?*
We have integrated quantitative and qualitative perspectives during review question formulation
and synthesis.

Qualitative and quantitative review team membership and communication

Members of our qualitative evidence synthesis review team (JN, EF and LC) had close contact and
communication (during both this meta-ethnography and previous reviews for WHO) with key reviewers
who conducted and/or were the managing editor for the quantitative intervention effect reviews.

For instance, we wrote funding applications with some of the quantitative reviewers, shared search
strategies and outputs for the WHO reviews, had joint meetings and consulted regularly to obtain early
sight of the quantitative outcomes. This meta-ethnography is also registered with Cochrane PaPas for
publication in the Cochrane Library. The managing editor and quantitative intervention effect review
authors also shared resources with our meta-ethnography team, such as draft intervention effects
reviews, the new core outcome set and the Lancet Commission Report, which were used during
quantitative/qualitative review data integration. Because of this close collaboration and the way that
the meta-ethnography has been designed to ‘speak’ to the Cochrane intervention effects reviews,
facilitated the subsequent quantitative/qualitative integration. This enabled us to establish a high level
of coherence between the qualitative and quantitative evidence.

Question formulation
The meta-ethnography review questions were formulated to address known gaps in Cochrane
intervention effectiveness reviews.

Additional synthesis to integrate qualitative findings and quantitative results

We used a matrix approach adapted from one used previously in several Cochrane reviews (see, for
example Munabi-Babigumira et al.”¢). Our matrix explored whether potential implementation factors
(patient values, preferences and desired outcomes, acceptability, feasibility, etc.) identified in our meta-
ethnography were acknowledged or addressed in the intervention programme theories in the Cochrane
reviews of intervention effectiveness.

Deviations from the protocol

The original literature search of all sources (including bibliographic databases, reference list checking of
included studies, website searches and contacting experts) was completed in September 2020. To bring
the literature search up to date prior to publication, we reran the bibliographic database searches and
contacted our expert panel for new and ongoing studies in September 2022. The update searches did
not follow the full protocol. Due to time constraints, we did not rerun the website searches or check
the reference lists of the newly included studies identified from our updated search. Furthermore, the
‘OpenGrey’ database was discontinued in 2020 so the update search could not be rerun.

In the protocol, we had planned to perform ‘cluster searches’, which involve identifying ‘clusters’

of related study reports to reconstruct the study context®” if a relevant study lacked contextual
information. Due to the large volume of studies and lack of resource, we did not perform cluster
searching, although we did record which included studies we felt needed more information about
the study context as part of our richness assessments. In the protocol, we had planned to search the
Applied Social Sciences Index and Abstracts bibliographic database but could not because of lack of
institutional access.
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Summary

We conducted a meta-ethnography, which adopted a rigorous, systematic approach to analysis and
synthesis of data to reach new interpretations of data. We assessed our confidence in our synthesised
findings using GRADE-CERQual. We used established methods to integrate our findings with results
from Cochrane intervention effects reviews. For details of our PPI, see Chapter 3, and for details of the
meta-ethnography results, see Chapter 4.
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Chapter 3 Patient and public involvement and
stakeholder engagement

Introduction

INVOLVE?® defines PPI as ‘research being carried out “with” or “by” members of the public rather than

“to”, “about” or “for” them'?® (p.1) (emphasis in the source reference). The involvement of patients and
members of the public helps to protect and promote their interests and create research that is more
relevant, with clearer outcomes and impact. PPI played a central role across all stages of the meta-
ethnography, from inception through to dissemination. PPI contributed to tasks such as helping with
the development of the grant funding proposal; finalising the study design; deciding the study name
and logo; deciding which studies to include and how to organise them for synthesis; sharing their
experiences in order to clarify, confirm or disconfirm findings; identifying important areas missing from
existing research; and participating in dissemination.

The study included both PPl and engagement. Public engagement is not synonymous with public
involvement, and in the UK, the former refers to sharing research information and knowledge with
the public.?” We had a core PPI group who provided detailed feedback and helped with important
decisions and data analysis and interpretation. We also sought views from the wider population of
CYP with chronic pain and their parents/guardians. We also had a PAG of stakeholders, including
medical experts, academic experts, third-sector organisations and children with chronic pain and their
families, who contributed at key time points. Aspects of the PAG role included both involvement and
engagement. The PAG was tasked with providing strategic advice to the research team on four key
areas: (1) methodological issues, (2) clinical and lived experience of chronic pain, (3) study conduct and
(4) dissemination.

We were guided by the UK Standards for Public Involvement!® and used the ACTIVE framework

to guide our reporting.?°* PPl and PAG members decided their level of involvement or engagement
throughout the duration of the study. In this chapter, we describe the PPl and PAG involvement and
engagement and their impacts.

Recruitment

Patient and public involvement group
Patient and public involvement recruitment was conducted in three main stages. These comprised:

1. During development of the meta-ethnography research grant proposal in 2019, we involved 10
lay people including 3 CYP with chronic pain (1 was also a patient representative for a third-sector
organisation), 4 parents, 2 adult patient representatives from the third sector and 2 adult members
- 1 with chronic pain and 1 with a chronic illness from a university PPl Research Partnership Group
(designed to assist with developing research relevant and useful to patients, carers, family members
and healthcare professionals).

2. In 2020, we recruited a core PPI group of children aged 8-18 years, and parents or/and informal
carers (i.e. not healthcare professionals) of children with chronic pain aged 3 months to 18 years.
Additional prospective recruitment during the meta-ethnography was carried out as needed (e.g. to
fill the gaps in terms of experiences with specific contexts/conditions).

3. In2019-20, healthcare professionals, representatives of third-sector organisations and academics
with relevant experience were recruited to join our PAG.
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We advertised for PPl members via national pain services, social media (Facebook and Twitter) and third-
sector organisations (charities) including the Sickle Cell Society, Fibromyalgia Action UK, Great Ormond
Street Hospital, Pain UK, The Brain charity, CCAA kids with Arthritis, Pain Relief Foundation, Action

on Pain, Coeliac UK, Guts Charity, Dystonia UK, Endometriosis UK, Sick Children Trust, Action for ME,

A way with Pain, MS Trust, Diabetes UK, Fibro Awareness UK, Pain Concern and Independent Nurse.
We tried to recruit a diverse core PPI group with any type of chronic pain, except for pain associated
with cancer - whether primary (e.g. fibromyalgia) or secondary pain conditions (e.g. arthritis) - with a
variety of experiences, ages, ethnic backgrounds and socioeconomic statuses. Other stakeholders were
approached directly via e-mail.

Participants

Patient and public involvement group

We successfully recruited 12 children (10 females, 1 male and 1 non-binary from 8 to 20 years old)
and 8 parents (all female). The young people had chronic pain conditions including Ehlers-Danlos,
fibromyalgia, migraines, general chronic pain and chronic lumbar paravertebral muscle spasm, chronic
headaches and CRPS. Parents and/or informal carers in the group were all mothers of children with
pain from cystic fibrosis, CRPS or Ehlers-Danlos syndrome. All members lived in the UK, specifically in
England, Scotland and Wales and were white. All PPl members were invited to join the PAG group.

Project Advisory Group

The PAG, which also facilitated some PPI involvement, comprised 27 members including 10 children
with chronic pain and 7 mothers of children with chronic pain (also part of the PPI group), 6 healthcare
professionals and 7 other stakeholders. The healthcare professionals/academic healthcare professionals
included a consultant in paediatric anaesthesia and pain medicine who was a senior clinician and
research lead at a specialist pain service; a clinical academic and consultant in pain medicine who was
national lead clinician for chronic pain for the Scottish Government and vice chair of the National
Advisory Committee on Chronic Pain; a clinical academic who was Chair of Pain Medicine, Honorary
Consultant in Anaesthesia and Pain Medicine, and chair of the 2018 SIGN guideline development group
for children’s chronic pain; one general practitioner and two physiotherapists. There were two patient
representatives from the third sector including from Pain Concern and Children’s Health Scotland, a
representative from Healthcare Improvement Scotland (Scottish Government), and an academic expert
in qualitative evidence synthesis. We were unsuccessful in recruiting representatives of NICE or the

UK government.

Involvement and engagement methods

Strategies to involve PPI were flexible and inclusive to allow everyone to participate individually or

in a group. We provided preparatory training to meet the needs of PPl members, for example how to
use the video-conferencing software, understanding the research. Engagement with members of the
PAG was focused on specific tasks. We used a combination of online workshops and interim online
communication (e-mail, teleconference calls, social media, e.g. Facebook and Twitter pages, online
surveys) throughout the research. No face-to-face interaction was possible because of the COVID-19
pandemic. PPl members were paid for their time in vouchers.

Project Advisory Group and PPl members received plain language meeting materials in advance. PPI
members were offered an online briefing in advance of the meeting, individual follow-up debrief calls
after meetings/workshops, and given a list of support organisations. All meetings and workshops
were designed to be engaging and to appeal to young people including a fun activity or ‘ice breaker’,
multiple rest breaks and co-created ground rules to help create a safe space. The PAG workshops
were chaired by two skilled chairs independent from the research team and their institutions: Bernie
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Carter, a professor with expertise in children’s chronic pain at Edge Hill, and Professor Richard Hain,
clinical consultant and lead clinician in paediatric palliative medicine at Ty Hafan children’s hospice.
PPl workshops were facilitated by two team members (EF, MSB). See Table 4 for a description of the
different stages of the meta-ethnography in which PPl and PAG members were involved.

Patient and public involvement in the review focus and questions

Methods
Initial PPl engagement during grant development involved sending PPI volunteers materials via e-mail
about the topic and our rationale for the focus of the review and draft review questions.

Impact/outcome
Respondents confirmed the importance of the topic and review questions.

Patient and public involvement in the literature search strategy

Methods

We finalised aspects of the literature search strategy in collaboration with our core PPI group in
September 2020. Specifically, we e-mailed them materials explaining the search terms, sources in
plain and simple language and asked them to suggest sources, key studies or experts (see Report
Supplementary Material 8).

TABLE 4 Patient and public involvement and PAG involvement in different stages of the meta-ethnography

Number
Number of PAG
of PPI members
Involvement activity involved involved Method
Planning Feedback on study aims, objectives, review questions, lay 10 0 E-mail
of proposal summary and dissemination strategy
and phase 1
Phases 1 Finalise the study protocol, for example the literature search 8 0 E-mail
and 2 strategy
Phase 2 Finalise inclusion/exclusion criteria, for example the types of 8 17 Separate online
chronic pain included and the characteristics of the population workshops for
we will include. Sample studies for synthesis PPI (1 April
2021) and PAG
(6 May 2021)
Phases 3 Decide how studies were organised/grouped for analytic 0 11 E-mail
and 4 synthesis, for example grouping them by type of chronic pain,
age of participants
Phases 5 Analyse and interpret primary study findings, for example to 5 6 Separate online
and 6 check if our interpretation of the study findings is different workshops for
from or the same as children and families’ interpretations, PPI (9 December
check if their experiences are similar or different to those of 2021) and PAG
the people in the studies, if important areas are missing from (28 April 2022)
research
Phase 7 Producing outputs, dissemination. 1 PPI 0 E-mail and
We invited members to copresent a conference paper and conference online meetings
the group to codevelop lay, patient and policy outputs. The presenta-
group is helping ensure the development of lay dissemination  tion

materials for children and families is appropriate and relevant
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Impact/outcome
The PPI group suggested seven additional sources, which were included in the search strategy (see
Chapter 2, section Supplementary searches). They agreed our final study inclusion criteria.

Sampling decisions

Methods

Our PPl and PAG groups informed sampling of studies. Eight PPl members (four children with chronic
pain and four parents/guardians) contributed to decisions - six took part in a 1-hour online workshop
on 1 April 2021 and a further two members took part via an online survey. The team presented gaps
identified in the UK data and asked five questions (see Appendix 3) related to the sampling of studies
in terms of their conceptual richness, study setting and pain conditions. We also asked if we should
continue with a meta-ethnography or instead use an alternative synthesis methodology (e.g. thematic
synthesis) which would allow inclusion of a wider range of studies, not just conceptually rich ones.

We then asked our PAG how we should sample non-UK studies. Twenty-three people attended an
online workshop on 6 May 2021, including six research team members, four parents and four CYP with
chronic pain, and nine healthcare professionals, academics or other professionals. We presented the
gaps in populations and pain conditions covered by the conceptually rich UK studies.

Impact/outcome

The PPI members indicated that we should not include studies rated 1* for richness, but we should
include richer 2* as well as 3* studies; and therefore, we should continue with a meta-ethnography
rather than conduct a thematic synthesis. The PPI group also agreed that some studies conducted
outside the UK should be included. Subsequently, most PAG members agreed we should include
non-UK studies regardless of the country in which the study was conducted, studies for a wider range
of pain conditions, and a broad range of participants, as long as studies fitted well with our meta-
ethnography aim and review questions.

Patient and public involvement and Project Advisory Group involvement in deciding
how to group studies for synthesis

Methods

We e-mailed PPl and PAG members in June 2021 to ask how we should group studies for preliminary
analysis by subgroup, prior to synthesising the whole sample of studies and received 16 responses.
Subsequently, we e-mailed 11 clinicians and pain experts to ask about their views and suggestions on
the preliminary groups of health conditions (see Report Supplementary Material 9 and Chapter 2, Phase 4:
Determining how studies are related - grouping studies).

Impact/outcome

Patient and public involvement and PAG responses contributed to the decision to group the included
studies into a total of 11 groups of health conditions: juvenile idiopathic arthritis, abdominal pain,
CRPS, sickle cell disease, headache, neurological conditions, musculoskeletal conditions, skin conditions
(epidermolysis bullosa), dysmenorrhoea, mixed conditions and unspecified type of chronic pain.

Patient and public involvement in data analysis and interpretation

Methods
A 2-hour PPl workshop with two parents and three young people was held in December 2021
to discuss, clarify and interpret preliminary findings from primary studies. We used the software
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StoryboardThat (www.storyboardthat.com) to create cartoons and accompanying scenarios (e.g.
Figures 3 and 4) to convey these findings to prompt discussion. Cartoons included people of different
ethnicities and genders. We formulated the dialogue in speech bubbles using the language and
terminology from children’s and parents’ quotations in the included studies and ensured it was suitable
for a minimum reading age of 8-9 years of age. Members of the team approved all dialogues prior to
the workshop. All PPl members received the cartoons and an infographic (see Report Supplementary
Material 10) explaining the study findings a week prior the workshop.

Cartoon title: Mixed Feelings
Cartoon scenario: Claire brings her daughter Julie home after a busy day. They are getting ready to go to
sleep, but both have a lot on their minds.

The findings discussed were: (1) why children might not communicate pain verbally, (2) why it is
important for children and parents to be acknowledged and understood by healthcare professionals,
friends and family, (3) what families want from treatment and services, (4) differences between accepting
versus being resigned to pain, often referred to as ‘coping’ in included studies, (5) the meaning of
‘control’ in relation to pain (Figure 3) and whether ‘coping’ strategies are used to achieve control over the
pain condition. After showing each cartoon, we asked a series of open-ended questions, for example:

In your experience, what do you think is going on here?

Have you ever had a similar experience?
Can you tell us why do you think this is happening?

Any other comments?
A sleep well!

e

PN

o | think | have
a bit more
control since
the pain
started

But sometimes
1 still feel like But other
I'm losing times | still end
M up feeling like
I'm losing
control

Sometimes |
feel like 'min
control since
lulie got pain_.

— ! Y A psychologist? B
Whya ' Maybe she
T?ygho:;z_lst? ™ doesn't believe
is is not in m Claire's pain is
head... My pain is | = ml??‘

Claire is really
well looked after
at home. She
doesn't need
therapy...

FIGURE 4 Example of cartoon used during PAG analysis workshop.
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These questions were intended to provide clarity to, and/or address gaps in, the primary study findings.
Data from the workshop were recorded in notes.

Impact/outcome

Patient and public involvement provided a different perspective on and/or interpretation of some of
the findings discussed. For instance, PPl feedback added nuance and clarification to the idea of ‘control’
found in primary studies and helped the team to reach the following perspectives:

1. Theidea of ‘control’ had been used in included studies often without clear definitions and without
adequate consideration of what it means to parents and CYP with chronic pain.

2. The perspective of control might vary, for example for a parent it could mean something quite dif-
ferent than for a young person.

3. Overall, parents and CYP perceived the term ‘control’ in relation to chronic pain negatively, for
example it implied that CYP could control their pain and its impacts.

New data and insights were incorporated into our analysis and synthesis and helped us to further
develop and refine the following second-order constructs:

- Pain organises the family system (see Third-order construct 1: pain organises the family system and the
social realm).

- Pain’s adverse psychosocial impacts on the whole family (see Third-order construct 1: pain organises
the family system and the social realm).

- Pain forces adjustment and adaptation (see Third-order construct 1: pain organises the family system
and the social realm).

- Families’ striving for diagnosis and a cure (see Third-order construct 2: families struggling to navigate
health services).

- Importance of being listened to and believed by healthcare professionals (see Third-order con-
struct 2: families struggling to navigate health services).

The core PPI group also helped fill gaps in the data, for example around disengagement with NHS health
services, and brought experiences of pain conditions not represented in the included studies, such as
Ehlers-Danlos syndrome and cystic fibrosis.

Project Advisory Group involvement in data analysis and interpretation

Methods

In a 2-hour online PAG meeting in April 2022, attended by four parents and two young people, we
discussed four further findings from included studies. No healthcare professionals or other stakeholders
attended this meeting despite being invited. We also used cartoons to facilitate the discussion

(e.g. shown in Figures 3 and 4). All members received the cartoons and an infographic (see Report
Supplementary Material 9) explaining the study findings in advance of the workshop.

Cartoon title: Attitudes to being offered psychological treatment
Cartoon scenario: Many families don’t know why they are being offered psychological help and get
offended by it.

The findings related to pain management and included (1) how families and doctors/healthcare
professionals think about pain and treatments, (2) stigma associated with psychological approaches to
managing pain (Figure 4), (3) discrimination and prejudice in health services and (4) the lack of a clinical
pathway for chronic pain management. After each cartoon, we asked a series of open-ended questions,
for example:
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1. How do these findings reflect your experiences, if at all?
2. Anything else you would like to add about what we discussed?

Data from the meetings were recorded in notes and new data were incorporated into our analysis
and synthesis.

Impact/outcome

This workshop helped us to interpret some of the findings. For instance, we discussed the stigma
associated with psychological treatment, as illustrated in the cartoon (Figure 4). PPI feedback indicated
some CYP had had traumatic experiences related to treatments and interactions with healthcare
professionals, which helped the team to reach the following perspectives:

1. The stigma associated with psychological treatments may be related to negative experiences in
health services.

2. Healthcare professionals did not explain to parents and CYP why they were being offered psycho-
logical treatments.

3. Psychological treatments were used as an alternative when nothing else worked rather than as part
of a broader biopsychosocial approach.

This workshop helped us to further develop and refine the following second-order constructs:

- Importance of being listened to and believed by healthcare professionals (see Third-order construct
2: families struggling to navigate health services).

- Chasm between health services and families’ needs (see Third-order construct 2: families struggling to
navigate health services).

- Experiences and perceptions of interventions and treatments (see Third-order construct 4: families’
experiences and perceptions of specific interventions and treatments).

- Discrimination and racism in health services (see Third-order construct 5: children and families experi-
encing prejudice and discrimination).

Patient and public involvement in dissemination

Meta-ethnography short title, acronym and logo

In August-October 2020, members of the PPI group and other CYP with chronic pain and their families
were invited to help us choose a short title, acronym and logo for the meta-ethnography. People voted
via social media (e.g. Facebook and Twitter).

Impact/outcome
The acronym and short name selected was CHAMPION (Children And faMilies’ exPerlences Of chronic
paiN). A logo was chosen and used to create a brand for the CHAMPION meta-ethnography.

Conference oral presentation

In September 2022, Georgina Ferguson-Glover (a 24-year-old PPl member, with hypermobile
Ehlers-Danlos syndrome) and two team members (EF and MSB) co-presented at the Royal College of
Nursing International Nursing Research Conference in Cardiff, UK. Georgina decided the extent of her
involvement and the content of her presentation. She chose to present her experiences participating
in the meta-ethnography, her experiences living with chronic pain and how they related to the meta-
ethnography findings. The presentation slides and script were produced collaboratively during multiple
online meetings.
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Impact/outcome

Georgina’s participation brought the presentation to life with examples of her lived experiences and her
experiences of the PPl group. The audience, composed mainly of nurses and healthcare professionals,
was engaged throughout the presentation and they asked many questions at the end. One of the
questions related to the assessment of chronic versus acute pain and this highlighted the need for a
chronic pain-specific assessment.

Animation of findings for children and young people

In 2019, CYP with chronic pain had indicated they would prefer an audio-visual output accessed via
social media (YouTube) to learn about the study findings. Parents also had stated that they would watch
such an animation. In October 2022, to create the short animation of findings tailored for CYP, we first
conducted an online survey via social media (e.g. Facebook and Twitter) with our PPl members and the
wider public with chronic pain aged between 5 and 25 years old to ascertain their preferred cartoon
style for the animation. Twenty CYP, from 9 to 25 years, from three different countries (UK, Ireland and
Germany) rated styles on a 5-point scale to indicate their preferences and made free-text comments. In
2023, our core PPI group chose which meta-ethnography findings should be incorporated into a script
for the animation. They then reviewed drafts of the script, the storyboards and the final animation.

Impact/outcome

Patient and public involvement ensured that the animation should be engaging, appealing and relevant
to CYP and families dealing with chronic pain. The animation, available here www.youtube.com/
watch?v=0z517xKYf50, will be shared widely across social media platforms (e.g. YouTube, YouTube Kids).

Other

Five members of our core PPl group gave feedback on this chapter and on the lay summary. All indicated
that the chapter adequately described their involvement and that the lay summary was appropriate for

a lay audience. PPl members continued to be involved in collaboration on a journal article regarding PPI
involvement in a meta-ethnography and future dissemination strategies via social media, beyond the
official project end date.

Feedback from patient and public involvement on their experiences of involvement

In preparing this chapter, we asked our PPl members for their feedback on being involved in the meta-
ethnography and whether they thought something could be improved. The members stated that they
were always encouraged, and felt comfortable, to voice their opinions. Members provided feedback
regarding their experiences of being part of the PPl group and granted permission for it to be included in
this chapter, some of their feedback was:

Having them [the meetings] online helped greatly, as someone with chronic pain it would have been very
difficult to travel for this study and having people come to see me doesn’t always work either because |
can’t guarantee | will be pain-free enough that day to have useful input. It also meant we could all take
part comfortably. We had a lot of autonomy around how the meetings took place [...]. Each meeting we
were updated on what stage the project was at and went through the findings so far [...]. We were asked
to what extent our experiences differed to or were similar to their findings and to clarify some of the
findings that had come out of the study [...]. Having autonomy over the direction this project went felt
empowering. [...] Everything we said was listened to, noted down and discussed which made me feel like
my opinions were valued. Being able to take part in the CHAMPION project feels like something positive
is coming from my chronic pain conditions and that my input and experiences are going to help others like
me in the future. It's a wonderful feeling.

Georgina Ferguson-Glover, 24 years old, hypermobile Ehlers-Danlos syndrome
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So many of us have bad experiences with medical professionals that we have an innate trauma response
when talking of anything medical related and we automatically pretend everything is fine. Working on
CHAMPION, with caring medical professionals and understanding researchers, as well as others who have
had very similar experiences, was a freeing and validating experience. For once, | felt heard, | felt believed,
| felt accepted. | can’t actually articulate how powerful an experience this was because of that. | thank
everyone on the CHAMPION project for their openness and honesty.

Mother of CYP, 16 years old, female, with chronic pain for 4 years

It was so nice to be part of a study, rather than *studied*. It was a very welcoming environment (and the
language wasn’t a challenge to understand which was refreshing). Unfortunately, it feels very rare that
young people and their carers are consulted when it comes to discussing their needs and experiences.
What was so great about this was the mutual support shared with the other (young) people with chronic
pain who had similar experiences to me.

17 years old and had pain for last 6 years

The PPI group developed a supportive community, which was continuing because they decided to keep
in touch as a group after the end of the research.

Summary

CHAMPION successfully involved and engaged patients and the public and stakeholders throughout
the duration of the research using an inclusive, engaging approach. We involved a diverse PPI group

of people of different ages and health conditions, including CYP and mothers. Despite having to
interact online only, the involvement was meaningful and at the level of collaboration rather than

just consultation. The PPl had impact across all stages of the research, from grant development,
co-developing methods and interpreting findings to co-presenting conferences and producing
dissemination outputs. PPl and PAG involvement were fundamental for the successful development and
conclusion of this meta-ethnography. For details of the results, see Chapter 4.
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Chapter 4 Findings

Eligible studies

After screening against the inclusion criteria, 182 publications reporting 170 studies published between
1998 and 2022 representing 25 countries were identified as eligible for potential inclusion (i.e. prior

to sampling). The majority of studies (n = 158) were conducted in high-income countries: 49 were
conducted in the USA, 39 in the UK, 25 in Canada, 8 in Sweden, 5 in Norway, 8 in Australia, 5 in Spain, 3
in Ireland, 3 in Denmark, 2 in Switzerland, 3 in Portugal, 2 in France, 2 in the Netherlands, 2 in Germany,
1 in Belgium, 1 in Hong Kong and 1 in Saudi Arabia. One study was conducted across three countries

- the USA, UK and Belgium.?*? Twelve studies were conducted in low- to middle-income countries
including four in Brazil, two in Iran, one in Nigeria, one in Cameroon, one in Ghana, one in Mexico, one
in Malawi and one in Lebanon. The table of eligible studies (see Appendix 4) presents key characteristics
of eligible studies.

A large proportion of eligible studies focused on the more severe, but fairly rare, conditions of juvenile
idiopathic arthritis (n = 32, 19%) and sickle cell disease (n = 25, 15%). There were some common pain
conditions which few studies focused on as their sole focus, such as recurrent abdominal pain (n = 11,
6%), musculoskeletal pain (n = 7, 4%), headache (n = 6, 3.5%) dysmenorrhoea (n = 3, 2%) and otitis
media (earache) (n = 1, 0.6%). In terms of rarer pain conditions, only four (2%) studies focused solely on
cerebral palsy, three (2%) on HIV/AIDS, two (1%) focused on CRPS, two (1%) on epidermolysis bullosa,
one on osteogenesis imperfecta (a bone disorder) and one (0.6%) on juvenile fibromyalgia. None looked
at Ehlers-Danlos syndrome, a group of inherited conditions that affect connective tissue.

Evidence gaps in eligible studies

We identified gaps in the evidence from eligible studies with respect to the age range, types of pain and
types of participants (e.g. children, parents, siblings) covered. For example we found only 2 (1%) studies
focusing on infants under 2 years old°31% and only 11 (6%) focusing on children aged from 2 to 5 years
0ld.19>-116 Only eight (5%) studies included the views of siblings.

Sampling outcome

Adhering to the iterative five-round sampling strategy described in Chapter 2, Figure 5 and Box 1, in
Round 1, we sampled all 15 publications reporting UK studies (‘UK publications’) assessed as 3* for
richness,3435387677.79,109,110117-123 in Round 2, we included a further 12 UK publications assessed as 2* for
richness.81:82102124-132 \We explored any potential gaps in the data provided by these studies. In Round 3,
we included five non-UK publications (i.e. reporting studies not conducted in the UK) which focused on
pain conditions (e.g. dysmenorrhoea, headache), palliative care or children’s age groups that were not
represented by the included UK publications (e.g. children under 5 years old) and that we assessed as
2* and 3* for richness.19>133-136 |n Round 4, we identified nine non-UK publications relevant to review
question 4 of which four were assessed as 2* and 3* for richness and were included.**”-14° |n Round 5,
we selected 11 publications published since 2006 that were most closely related to our aim and review
questions which were rated as 2* and 3* for richness.3¢7>141-149

Included studies

Forty-three studies reported in 47 publications published between 2000 and 2022 were included
in the analytic synthesis. Three are PhD theses,’”'%>'4” one is a report®! and the remainder are peer-
reviewed journal articles. One PhD study was published in three formats - a thesis”” and two journal

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health
and Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaptation in any medium and for any purpose provided that it is properly attributed. See: https:/creativecommons.org/licenses/by/4.0/. For
attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.

31



32

FINDINGS

Yoot | Round 1: 3* richness UK publications (n = 15)

3

Round 2: 3* richness UK publications (n = 12)

Round 3: Non-UK studies on pain conditions and age groups not
covered by 2*/3* UK publications (n = 4)

&)

Round 4: Non-UK publications relevant to review question 4
(n=4)

*

Round 5: Non-UK publications relevant to our aim and published
since 2006 (n=11)

@ | | m

Total: (n=47)

FIGURE 5 Final sample.

articles.®78 Britton”?#° reported data from the same study, as did Renedo.#2 Two studies were based
on longitudinal data.81%2128 See Appendix 4 for detailed characteristics of the included studies. Twenty-
three included studies reported in 28 publications were conducted in the UK, 5 studies in the USA, 4 in
Canada, 2 in Sweden, 2 in Norway, 2 in Australia, 1 in Belgium and 1 in Hong Kong. Four were in low- to
middle-income countries, including two in Brazil, one in Cameroon and one in Lebanon, according to the
World Bank classification.’*® (There is a three-country study, so the total does not add to 43 studies.)

The included studies involved a total of 325 CYP aged 5-18 years old, 291 parents of children
aged 2-18 years old and 17 siblings of children with chronic pain. Most (n = 28, 65%) included
studies focused on only adolescent children aged 10 years or older. Seventeen studies focused

on children under 10 years but only three of these focused on children under 5 years old!05110135
and only five studies included children under 10 years, rather than their parents, as the research
participants.”?:80130132133.145 This means that the voices of children under 10 years old are not well
represented in the data and that the findings attributed to CYP are more applicable to adolescents,
except where stated.

Included studies involved a total of 197 mothers, 48 fathers, 164 girls with chronic pain and 53 boys
with chronic pain. Over two-and-a-half times more girls than boys with chronic pain participated in
included studies; hence, the findings are more likely to represent the views and experiences of girls.
This gender imbalance likely reflects that adolescent girls are more likely to be diagnosed with chronic
pain than adolescent boys.*>! In most of the studies which included parents, the sample was weighted
towards mothers rather than fathers as representing the parenting view of the primary caregiver; as
described above, almost three times more mothers than fathers took part in the studies. Five included
studies focused on only mothers’¢192105109.136 bt only one included study focused solely on the views
of fathers (n = 6).2> Hence, the findings mostly report impacts on mothers’ experiences and perceptions.
We recognise that this may be a bias of study samples but also may represent the wider gendered nature
of caring in most of the UK and other societies/countries represented in the included studies.

The majority of included studies - 26 (61%) of them - did not state the participants’ ethnicity.

Overall, 11 included studies (26%) involved a total of at least 129 non-white participants from a wide
range of ethnic backgrounds (e.g. British Asian, Asian, Black British, Black Caribbean, Black African,
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African American, Latin American/Latino, Indian, Chinese, mixed origin, Lebanese Muslim, Palestinian
Muslim),36:122-125,130,134,140,144,148,149 5|though 3 of these were studies conducted in Lebanon, Hong

Kong and Cameroon.'3*14814% The total number of participants from non-white ethnic backgrounds

is an underestimate because one study?* reported the entire family’s ethnicity only and a study by
Renedo®'#2 did not state ethnicity explicitly, despite focusing on sickle cell disease which predominantly
affects people of African Caribbean backgrounds. Six included studies stated that all participants were
white,3>102126128142147 Details are in the Table of eligible studies (see Appendix 4).

The studies covered a wide range of conditions involving chronic pain including CRPS, juvenile
idiopathic arthritis, juvenile idiopathic arthritis associated with Down syndrome, sickle cell disease,
headache, migraine, abdominal pain, musculoskeletal pain such as low back pain, epidermolysis bullosa,
dysmenorrhoea, neurological conditions such as cerebral palsy and unspecified chronic pain. Some
studies (n = 12) focused on a mix of different pain conditions including some rare conditions (for
definitions and characteristics of included chronic pain conditions, see Appendix 5).

The studies did not provide data or give an in-depth understanding of how families experienced pain
assessment by healthcare professionals, their experiences of social care services and primary care, family
attitudes to opioids for pain management or use of pain management plans. Furthermore, there was a
lack of conceptually rich studies that we could include in our final sample focusing on common types of
pain such as headache (n = 1), dysmenorrhoea (n = 1), musculoskeletal pain (n = 3) and abdominal pain

(n = 2) (see Appendix 5).

Assessment of methodological strengths and limitations

For the overall assessment of methodological limitations in the sample of 43 included studies, 56%

(n = 24) were judged to have minor methodological limitations, and the remaining 44% (n = 19) had
moderate limitations. For the full CASP assessments, see Appendix 6. Methodological limitations were
most commonly identified concerning if and how the relationship between researcher and participants
was taken into consideration. Concerns were also raised when assessing if ethical issues were
adequately taken into account. In most studies, these limitations were because information was not
reported rather than a definite lack of consideration of the specific domain, for example ethics. Overall,
most studies were judged to have few methodological concerns regarding an appropriate study design.
Participant recruitment strategies were mostly well-designed or moderately well-designed with only
four studies assessed as having serious concerns. Data collection was generally well conducted across
studies with some exceptions. Data analysis was relatively well conducted with only two studies having
serious methodological limitations.

Assessment of conceptual richness of included studies

Overall, in line with our sampling strategy, only studies rated as 2* and 3* for richness were included
in the sample. For linked studies which presented the same data, one combined richness assessment
was conducted’”#? but when different findings were presented, separate richness assessments were
conducted,””® meaning there are 44 assessments for included studies/publications. Twenty-three
(52%) were rated 3*, that is, they had rich/thick or very rich/thick qualitative findings related to our
meta-ethnography aim and review questions, and fairly detailed or detailed descriptions of the research
context and setting. Twenty-one (48%) were rated 2*, that is, they had fairly rich and thick qualitative
findings related to our aims and review questions and a moderate amount of context and setting
descriptions. Within these categories, there was variation in the richness and thickness of studies.
See Table 5 for the richness assessments of final included studies only. For all studies assessed for
richness to aid sampling decisions, including those rated as 1%, see Appendix 4 (not all eligible studies
were assessed).
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TABLE 5 Richness assessment results for included studies

Study

Ahlqwist®”

Atkin1?®

Atkin2*

Atoui'#®

Baert'©?

Borghi?3?

Brandellit®

Britton®

Britton”?

Brodwall”®

Research question

3,4

1,2,3,4

2,3

2,3

2,3

1,2

1,2,4

Richness

3

Explanation of assessment

Contextual data - only told age and gender of children and recruited via a prior study. Paper lacks information about the interventions.
Findings - the context of the findings is not that clear in terms of the characteristics of the young people. Includes information about
what CYP thought that was useful from the interventions (being taken seriously, being listened to, taking control) and what CYP
considered as good pain management.

The context was extensive. Has some good sections on pain experience and management particularly in relation to how pain is viewed
by services and health professionals. It is a thick paper but more on living with sickle cell disease than chronic pain. This paper is
relevant for our questions 3 and 4 on services.

Rich background and context. Aims - examine both mothers’ and fathers’ perspectives on the nature and appropriateness of service
provision (review question 3). The majority of the study focuses on sickle cell disease in general, with all its complexities. Some
mention of chronic pain and how it affects family dynamics, but those data are not as rich. Some findings specifically discuss pain,
coping with child’s pain - small amount of rich data specifically about chronic pain and its management.

Contextual data - reasonable level of detail on children’s background - gender, age, diagnosis, currently pain-free during interview,
father’s socioeconomic status, the recruitment/treating centre, some data on Lebanese culture in findings. Findings - the data go
beyond the descriptive level with different layers of complexity involving family dynamic, work. Rich data on chronic pain and how it
affects CYP’s daily lives. Does have some data on the meanings, intentions and circumstances behind the facts but not very thick/rich,
soa 2.

Contextual information is good, but it does not provide the results by country (so we do not know which data is from which context).
Focus groups conducted in Belgium, Scotland and USA. Seems to be more relevant to question 3. Has thick data on the review
questions but because of lack of differentiation between countries we gave this a 2.

A. Some contextual data, but they could be more robust. Findings - most of the paper focuses on how children describe and expe-
rience their pain according to Piaget’s stages of development. Some mention of pain management but most of it is quite descriptive.
Data are relevant to chronic pain and focus on concepts/descriptions of pain and daily life. Some data on meanings. Low end of 2 on
scale.

Contextual information provided. Findings - authors reached a certain level of interpretation that will be useful. In-depth view of
treatment and how it affects family life and particularly mothers. It is explanatory. Definitely at least a 2.

Context is moderately described; there are fairly thick qualitative data. Qualitative data include how chronic pain affects daily life, how
the family perceive chronic pain and what they think about the healthcare professional. Gave this a 2 because it is not fully aligned
with our meta-ethnography objective and data not very detailed and thick.

Thick description including a proposed model - the information is relevant to the synthesis aim. This study looked at how families
manage juvenile idiopathic arthritis at home with focus on exercise and splint use. Not a lot of direct mention of chronic pain, but
rated this study as a 3 given that managing juvenile idiopathic arthritis is managing pain.

Good contextual data. Provide insight on parents’ views on chronic pain and their interactions with HCP. Findings - largely descriptive
but with a bit about meanings - data on what parents think is causing the functional abdominal pain and what treatment they want - a 2.
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TABLE 5 Richness assessment results for included studies (continued)

Study

Carter!®

Carter?’

Carter®??

Cartert®?

Cartwright®3t

Castlet

Dell'Apite®

Dyson?©

Forgeron'4?

Gaughan'#

Research question Richness Explanation of assessment

1,2,3,4 3 Thick data on how children perceive their on pain with rich context. Information about what children think about the pain manage-
ment strategies and why and on how children perceive healthcare professionals and what experiences they had.

1,2,3 3 Really good description of the children and families. Findings - thick description with lots of information which can be used for the
synthesis. Really focused on the interaction with healthcare professionals. Rich qualitative data on how families and CYP with pain
experience and think about their interactions with healthcare professionals and what they consider as bad and good interaction.

1,2,3 3 Rich in context and great description of pain types. Findings - rich qualitative data on how the guardians (usually mothers) conceptual-
ise pain, what they think and experience pain. Rich data on how parents manage pain condition and their interaction with HCP. It also
goes into pain management and the relationship with the health services which will be really useful for review questions 3 and 4.

1,2,3 3 Context - really good description of the type/frequency of pain. Experience of mothers managing/understanding pain and what they
think of the approach of healthcare professionals. Developed a model about the pain knowing from the parents’ perspective. The
qualitative data are thick and provide interpretation of what the mothers say.

1,2 2 Context - some/moderate amount of data. Findings - some sections specifically focus on pain but others on the disease symptoms
more broadly. Some data of relevance to desired outcomes for teens of relevance to review question 4. The data presented focus on
the meaning and impact of living with juvenile idiopathic arthritis and adolescents’ feelings about the illness. A 2 because not always
clear that the data are specifically about pain vs. other symptoms (fatigue, mobility), although it does explore meanings, intentions.

2,3,4 2 Very good contextual data - additional information about condition, pain type, activities that generate pain. Findings - not a lot
explanatory here re meanings, intentions and circumstances but the level of description and amount of relevant data make it a 2.

3, 3 Robust contextual data (demographic, pain, condition, information about treatment and management). The paper focuses on the inter-
action between CYP and healthcare professionals. Findings - rich data exploring how CYP feel when seeking help from healthcare
professionals. They do have themes that refer to meanings and intentions. Data seem a bit descriptive at first, but further meaning is
added in the discussion.

2, 2 Contextual data are moderate - age, education, ethnicity, gender, interview venue and more specific context given in findings. This
study is quite rich. It has some data on pain, but it mostly brings complex aspects of living with sickle cell disease. Relevant to review
question 2. Although there are rich findings, not all of data relate to chronic pain or to under 18s, so a 2.

2,3,4 3 Good contextual data (demographic, pain location, frequency and impact, duration and intensity). Findings - rich data on how CYP live
their lives with pain including different aspects - school, social circles, transitioning to adult care. Described as a descriptive analysis
but it is rich and has a lot on meanings - a 3.

3,4 3 Good amount of contextual data (where interview took place, demographic data, pain condition, pain duration, details of family
dynamics re reacting to child pain). This paper provides a closer look into the experiences of parents. Findings - this has rich data and is
detailed - does talk about meanings. The material on impact on family is important for our focus on the family not just the child - a 3.

continued
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TABLE 5 Richness assessment results for included studies (continued)

Study Research question
Guel|132 1,2

Helvig'# 1,2

Hunt!° 2,3,4

Jones!'?® 1,2

Jones!?® 2

Jordan® 1,2,3

Jordan® 1,2

Jordan?t 1,2

Kanstrup®® 1,3

Richness

2

Explanation of assessment

Not a lot of contextual data (no demographic data), but rich in the sense of background information (observation in the family homes
and services). Ethnographic study, with fairly thick qualitative descriptions/interpretation (rather than quotes); fairly detailed context
of the young participants and their setting. Included families from London and Germany but it does not present the results separately.
It is about how living with arthritis is conceptualised and managed by the young people themselves. It brings relevant information
about pain management and coping strategies. Rich data in some aspects, but with the major problem of identifying where the
families are from, therefore a 2.

Moderate amount of contextual data - no information about families or socioeconomic background. Findings - first few themes might
be useful but theme 3 is very descriptive. Mainly about how they react to and cope with migraine. Definitely not a very rich conceptual
paper but quite a lot of the data is on pain not other migraine symptoms. Some data on the intentions behind their behaviour and a bit
more regarding meanings in the discussion section.

Context - good amount of contextual data (children’s ages and conditions, sources of pain, pain cues, where interview took place).
Findings - most of the study described how parents and HCP recognise pain in severe neurological impairment. Includes data on
disease management which has relevant information about how parents perceive health services for review question 4 - a 3.

Plenty of contextual information. Robust qualitative data on expectations for future while coping with CRPS. Aligns with review
questions 1 and 2.

Context - some demographic data on CYP including type of pain, gender, first language, the outcome of assessment with national
specialist pain service. Includes various pain conditions. Mainly focuses on impact of pain on life of adolescents. Findings - used Braun
and Clarke’s thematic analysis but have got some depth of data around peer relationships and autonomy; some robust longitudinal
data.

Context - good amount of contextual data (diagnosis, some family demographics, children’s age range, pain duration, focus group
location) but no data on socioeconomic status or ethnicity. Findings - robust rich data on the lives of parents caring for CYP with pain.
Their burdens and how pain affects the child’s milestones and the family dynamics. It also includes the struggle between family and
HCP with ‘validating’ the pain through a diagnosis of a condition.

Good contextual data. Findings - rich data on how fathers experience pain. The data go beyond the descriptive level with different
layers of complexity involving - family dynamic, work, masculinity.

Robust context is provided. Findings - rich data on how CYP perceive living with chronic pain and how they think about their pain. It
explores how pain impacts their lives, relationships, identity and independence, and how the experience of chronic pain can disrupt
and alter adolescent developmental trajectories at an individual level.

Good contextual data - describes the treatment given to families in a bit of detail. Demographics - child and parent age, child

pain duration and location. Findings - quite a bit on the meaning of experiences to the participants and how they experienced the
treatment. They have interpreted data - really explores what the young people think about the therapy and interaction with health-
care professionals.

SONIANIAL
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TABLE 5 Richness assessment results for included studies (continued)

Study Research question Richness Explanation of assessment

Khanom?'#2 1,2,3 3 Good background information and context - report age, ethnic group, diagnosis and time since diagnosis. No data on socioeconomic
status or home environment. Findings - this study looked at how CYP described a pain flare. Small amount on use of and perceptions
of pain relief medications relevant to review question 3. The findings do include meanings and intentions - this will be rich enough for
a meta-ethnography

Maclverd®777¢ 1,2 3,4 3 Contextual data - very detailed. Rich data on interview process/location, methods, detailed demographic information and parental
occupation, child diagnosis, use of medications, which healthcare professionals involved, detailed case descriptions of each of 12 fam-
ilies. Rich on how parents perceive pain and how caring for a child with chronic pain affects their life. It goes beyond the descriptive
with added meaning. A good amount of context and thick qualitative descriptions. Data on what families see as ‘good’ management/
services. Findings - very thick. Has data on review question 4 regarding expectations of services.

McDonagh'¥¢ 3,4 3 Context - demographic data - geographical area, age, gender of child, parental gender (mothers). Findings - data on inequitable
treatment of kids with Down syndrome and difference in care/support for verbal vs. non-verbal children. Has explanatory data and
meanings (rich description). Includes data on review question 4 - what services they want.

McKinnon'® 3,4 2 Context - moderate amount of contextual data - caregiver work status, child’s age, gender, type of schooling, motor type, child’s
capability and disability, previous bony hip or spinal surgery, number of prescribed medications, children’s pain presentations and
pharmacological and nonpharmacological treatments. Detailed regarding cerebral palsy and impacts and pain. Nothing on socioeco-
nomic status. Findings - largely descriptive rather than conceptual - relevant to review questions 3 and 4. There are some explanatory
data, but not to a very rich conceptual level - a 2.

Neville3¢ 1,34 3 Good contextual data - ages, socioeconomic background, recruitment setting, diagnosis, pain duration and intensity, ethnicity, house-
hold annual income, marital status. Findings - rich data on review questions 3 and 4. Lots on meanings, meaning to them of a diagnosis,
lots on services and healthcare professionals and parent and child responses to the diagnosis or uncertainty of diagnosis - a 3.

Njifon#? 1,2 2 Context - explains cultural beliefs around sickle cell disease in Cameroon - very different to UK - seen as caused by witchcraft, sor-
cery or ancestors - is stigmatised. Explains the restrictions on children being allowed to talk to outsiders about the illness in the family.
Findings - rich data on how children feel about their brother’s illness, their beliefs and fears about his future death. Most findings make
some reference to painful crises/the consequences, etc. Rich in parts and quite descriptive in others and not all data are on pain - a 2.

Nutkiewicz'4® 3,4 3 Good contextual data - for example child age, gender, ethnic group, site of pain, pain duration and average number of doctors seen.
Findings - insight on what CYP think about the doctors’ approach. Gives key concepts/themes. Lots on meanings - rich descriptive.

Renedo®!82 3,4 2 Context - moderate contextual data - demographic data, information about recruitment. Paper discusses transition from paediatric
to adult clinics in sickle cell disease, as we are not focusing transition per se some data will not be relevant to our review questions.
Emphasis on the lay perspective. Not all data are from under-18s - some are from CYP age 19-21 years. It does refer to intentions
and gives explanation for events. Has some relatively thick data in relation to our review questions but not all from under-18s.
Although not large quantities of data on chronic pain it, it is quite rich and relevant to questions 3 and 4.

Rossato!4® 2,3 2 Really good contextual data - transparent about whether the juvenile idiopathic arthritis is active or not, parental age, civil status,
religion, family income and education level, children according to age, gender, diagnosis time and education level. It does have
concepts and a model but the amount of data to support each concept is not large and so not that detailed, so gave it a 2.

continued

986/LINdLN/0TEE 0T :10d

LT 'ON TT IO\ $Z0T Y1easay A1aAlja( 34eD) [e120S pue y3jeaH



yn-oeayiuAielqiisjeuinofmmm Aleiqr sjeudnor yHIN

8¢

TABLE 5 Richness assessment results for included studies (continued)

Study Research question Richness Explanation of assessment

Smart’¢ 1,2,38,4 3 Context - some data on family demographics and health details given - child’s pain severity, existence of family member ill health,
child age group. Some detail on socioeconomic status and ethnic group (white middle-class mums). Nothing on family home environ-
ment. Quite detailed sections on beliefs about doctors and interaction with doctors relevant to review question 3. Also some data
for review question 4. Gave a 3 because of high relevance for review questions and quite rich findings even though only moderate
contextual data given.

Sorensen!4® 1,2,3 2 Contextual data - child age, language, where recruited from, gender, pain diagnosis and duration. Could have included more contex-
tual data. Findings - seems to have clear themes in parts but mixes descriptive and interpretive data, for example theme 3.1 does not
seem very conceptual, it is descriptive but fairly detailed description (with more meanings given in discussion though). Themes 3.2 and
3.3 have more on meanings.

Suder# 1,2,3 3 Really good contextual data, child age, gender, ‘race’, rural/urban, background and detailed case history section for each participant.
Findings - rich description. Findings/context are reported for each participant separately. Considerably rich detailed data. There are
four common themes drawn from all the interview case study sections. Gives views about services - difficulty of getting a proper
diagnosis and how chronic pain impacts on their daily life - change the definition of self.

Waite- 3,4 2 Context - moderate amount of contextual data (sibling gender, age, relationship to child with juvenile idiopathic arthritis, age gap

Jones!? and age at juvenile idiopathic arthritis onset; some data on family structure; interview location). Findings - siblings’ point of view.
Discusses how siblings have dealt with the experience of chronic pain and how it affects the family dynamics. Rich enough for a
meta-ethnography.

Williams'2® 1,2 3 Contextual data - small to moderate amount for a thesis. Findings - not completely focused on pain but discusses pain management
for the condition epidermolysis bullosa and how it affects daily life. Rich data with robust context. The thesis also includes different
coping mechanisms children adopt to deal with the condition and with pain. Also includes data on how CYP describe pain from
epidermolysis bullosa.

Wong?!34 1,2,3 2 Context - not a lot of background information. Contextual data - age, self-care habits, pain intensity, ethnicity (Chinese), if received
menstrual education, interview setting unclear. The aim was to explore the self-care strategies among Hong Kong Chinese adolescent
girls with dysmenorrhoea. Findings - the focus of this study is on coping strategies. It also talks a bit about Western medicine vs.
Chinese medicine. Descriptive data on pain relief strategies used by girls - some data on the circumstances, meanings. Narrowly gets a
2 - has data on meanings but not conceptual level.

HCP, healthcare professional.
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Synthesis findings

Our findings are organised into five new interpretive constructs, which we call third-order constructs,
using the language of Britten et al.8® The third-order constructs are:

1. Pain organises the family system and the social realm (see Third-order construct 1: pain organises the
family system and the social realm)

2. Families struggling to navigate health services (see Third-order construct 2: families struggling to navi-
gate health services)

3. Families managing pain independently (see Third-order construct 3: families managing pain inde-
pendently)

4. Families’ experiences and perceptions of specific interventions and treatments (see Third-order con-
struct 4: families’ experiences and perceptions of specific interventions and treatments)

5. Children and families experiencing prejudice and discrimination (see Third-order construct 5: children
and families experiencing prejudice and discrimination)

Two of these third-order constructs - Families managing pain independently and Families’ experiences

and perceptions of specific interventions and treatments - are less well developed because there were
insufficient rich data. All third-order constructs are composed of second-order constructs. The
development of the third-order constructs derived from our thematic analysis of translated findings (the
common and unique constructs we identified) from across all studies are shown below (Table 6).

In the findings below, we present our further interpretation of the data in the included studies.
Throughout, we provide illustrative quotations from research participants and from the primary
researchers’ (the authors of included studies) interpretations. Where relevant, the data analysis and
interpretation also incorporate insights from our PPI group.

TABLE 6 Development of third-order constructs from thematic analysis of translated findings from across all studies

Our new third-order
Our new second-order constructs constructs

Translated findings (common or unique constructs) from

across all studies

- Family systemic impact Pain organises the family system 1. Pain organises

- Pain affects CYP self-identity
- Impact on siblings

the family system
and the social

- Shrinking social worlds realm
- Family systemic impact Adapted parenting
- Adapted parenting
- CYP and parents as experts in living with pain
- Adjusting to the ‘New Normal’
- Family systemic impact Pain’s adverse psychosocial
- Impact on siblings impacts on the whole family
- Adapted parenting
- Adjusting to the ‘New Normal’
- Adapted parenting Seeking meaning in chronic pain
- Adjusting to the ‘New Normal’
- Uncertain future Pain forces families to manage

uncertainty
- Adjusting to the ‘New Normal’ Pain forces adjustment and
- Getting on with it adaptation
- Parents longing for others to understand Pain’s influence on disclosure,
- Support from peers and family social support and social
- Pain affects CYP self-identity relationships

continued
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TABLE 6 Development of third-order constructs from thematic analysis of translated findings from across all
studies (continued)

Our new third-order
Our new second-order constructs constructs

Translated findings (common or unique constructs) from

across all studies

40

Shrinking social worlds
Racism and disabling attitudes
Adjusting to the ‘New Normal’

Mismatch between family expectations and experiences
Disconnect between biomedical and biopsychosocial
understandings (of pain)

Mismatch between family expectations and experiences
Disconnect between biomedical and biopsychosocial
understandings

Disconnect between the world of health care and the
world of the family

Disconnect between biomedical and biopsychosocial
understandings

CYP and parents as experts in living with pain

Parents’ dilemmas in managing pain

Transitioning to adult services

Being listened to and believed by healthcare professionals

Being listened to and believed by healthcare professionals
CYP and parents as experts in living with pain

Disconnect between biomedical and biopsychosocial
understandings

CYP's self-management strategies

Parents helping child to manage pain
Adapted parenting

Effectiveness of treatment strategies

School and the social realm

Families’ striving for diagnosis and 2. Families strug-
acure gling to navigate
health services

Family expectations of services
influence experiences

Chasm between health services
and families’ needs

Importance of being listened
to and believed by healthcare
professionals

3. Families manag-
ing pain inde-

Parents helping CYP to manage pendently

pain

Pain self-management

Experiences and perceptions of 4. Families’ ex-

interventions and treatments periences and
perceptions of
specific inter-
ventions and
treatments

Adherence to and engagement
with interventions and treatments

- Engagement and adherence to interventions

Discrimination and racism in 5. Children and
health services families experi-

encing prejudice
Prejudice and discrimination at and discrimina-
school tion

- Racism and disabling attitudes

- Racism and disabling attitudes

- Cultural/gender barriers to help seeking Gender and inequality

Third-order construct 1: pain organises the family system and the social realm

Data supporting this third-order construct originate from 36 publications representing 33 studies
pUinShed between 2000 and 2022'34—36,38,75—77,79—82,102,105,117—126,128,131,132,135,136,138,141—143,145—149 Twenty_one
of the 33 studies were conducted in the UK. These data come from studies focusing on the following
conditions: sickle cell disease, CRPS, abdominal pain, epidermolysis bullosa, juvenile idiopathic arthritis,
musculoskeletal conditions/pain, neurological conditions or a mix of pain conditions.

This third-order construct is composed of seven second-order constructs: pain organises the family
system; adapted parenting; pain’s adverse psychosocial impacts on the whole family; pain forces families
to manage uncertainty; pain forces adjustment and adaptation; pain’s influence on disclosure, social
support and social relationships and school and the social realm.

NIHR Journals Library www.journalslibrary.nihr.ac.uk
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Pain organises the family system and the social realm

A family system is defined as a complex social system constituted of people, which may include
parents, the child, siblings and grandparents, who depend on each other for basic needs and
emotional support. The impact of poorly managed, moderate and severe chronic pain on the

family system was overwhelming; it took over family life and affected family dynamics, roles and
relat'ionShipS.35’38'75'77'79'80'105*126'131'143'147

Our interpretation shows that pain had a powerful role in organising or reconfiguring the family

system, profoundly restricting and altering the whole family’s routines and activities. For instance,
families had to adapt to avoid exacerbating the pain, and to fit in time-consuming pain management,
which made spontaneity difficult as pain was the context of, and set boundaries around, their daily
activities.”9:80.105125,126,128,132,135,136,143,145,149 Some families perceived the onset of pain as so intense that it
split their lives into before and after pain, as a form of life-course rupture; one adolescent girl described
it as ‘coming into pain"*® (p.758). There were less data relating to well-managed and less severe pain;
however, pain’s dominance and influence were less visible in those data relating to the lives of parents
and families of CYP with well-managed, or with less severe chronic pain, which highlights the importance
of good pain management strategies to enable families to regain agency.

Children and young people described how pain led to loss of the freedom to govern their daily

routines: inadequately controlled pain prevented them from attending school due to hospital
appointments, symptoms or pain management, leaving them feeling consumed and overwhelmed by
pain.120.125128130.143,148 Pain jsolated CYP from their peers and friends, with risk of exacerbation needing to
take precedence, or due to a loss of shared interests when pain prevented participation in hobbies and
activities.'?® Pain forced increased dependency of the child on family members, which led to ambivalent
feelings. For example CYP were grateful to their parents for being their main source of support, but also
resented them for limiting their activities to avoid aggravating the pain.12>128148149

Pain negatively impacted CYP’s sense of identity.122-125128137.142148149 Specifically, CYP perceived
themselves as different from peers as a result of feeling restricted, isolated and not ‘healthy’. In addition,
studies showed that CYP reported a sense of perceived difference from peers due to loss of their
independence; parental overprotection; and having to undergo pain-related treatments and being
treated differently to peers by others (e.g. by teachers).122-125128,137.142.148.149 Pain |ed some CYP to not feel
‘normal’, because it restricted their ability to lead a normal life.8%125126131,132,142.145.148 Fegeling different, and
resenting this, affected children as young as 7 years old.®° This excerpt of the authors’ interpretation
illustrates the impact of pain on CYP’s identity:

[pain] limited what they [CYP with sickle cell disease] were able to do and shaped how others viewed
them, and even how they viewed themselves!¢ (p.5).

Pain also resulted in siblings feeling neglected by their parents and helpless as the whole family started
to focus on the CYP with pain. Consequently, the impacts of pain could lead to siblings behaving
dismissively towards the CYP and even questioning the legitimacy of the other child’s pain.”>80105126136143
Parents, and sometimes grandparents, felt responsible for preventing siblings from feeling
neglected.®*13¢ Siblings competed for parental time and affection, but while they blamed their sibling
with pain for dominating their parents’ focus, they also showed concern and affection for them.8%126
These ambivalent feelings in the sibling without chronic pain became less negative as the sibling got
older and developed the skills to adjust socially and emotionally:*?¢

| feel a bit different about it now. | have understood it more. Because | know what the problem is then it is
a lot easier to understand and help.
19 years, older brother of CYP with pain from juvenile idiopathic arthritis'?¢ (p.21)

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health
and Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaptation in any medium and for any purpose provided that it is properly attributed. See: https:/creativecommons.org/licenses/by/4.0/. For
attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.
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Pain organised the activities of siblings, even younger children, by requiring them to take on caring
responsibilities, which limited their freedom. This was raised as a particular issue in a study conducted in
Cameroon where CYP were routinely expected to adopt a ‘parenting’ role for younger siblings, including
supervising medical care, which they resented.'*” However, siblings becoming young carers was also
apparent in studies in the UK'?>12¢ and Lebanon.#®

Importantly, parents, particularly mothers, who tended to be the primary caregiver, saw looking after
their child’s health as part of their parental role, so they assumed the main responsibility for helping their
child to manage the emotional and physical consequences of pain. Consequently, pain’s influence was
stronger over mothers’ opportunities and choices than fathers’ lives.353875-77.79:80105123125,126,131,132,145,148,149
The identity of primary caregivers was also negatively impacted by their child’s pain, particularly for
more severe pain, which reduced their ability to have a life outside of the home; for instance, they
stopped paid employment and/or lost their career'®¢'4® and curtailed their social life to focus on caring
for their child:”>105

It can be quite wearing looking after them. And it’s not just the worry, it’s actually your life stops and you
cannot do anything else.
Mother of a child with sickle cell disease?* (p.61)

Having one parent in paid employment and the other being an unpaid carer for their child could affect
parental relationships because the parents had very different stresses and demands on their time.**¢ Some
mothers did not confide their caring-related stress to their employed partner to avoid worrying them.%¢

Adapted parenting

Parenting style (often that of mothers) altered as a result of their child having chronic pain. Our analysis
shows that parents were initially uncertain of how to parent in the presence of chronic pain and learnt
on their own to adapt their parenting to help their child deal with the pain while trying to maintain

their child’s autonomy and family quality of life.3>3875-77.143 They had to change their perception of what
parenting should look like and their role as parents. For instance, they learnt to provide support and care
while being firm when necessary, for example making their child go to school despite pain'# (for further
details, see Third-order construct 3: families managing pain independently) and had to decide whether to
let their child join in activities, as described by this mother:

| can’t wrap [daughter] in cotton wool, I've learned that, and it’s wrong to do that, she should be allowed
to lead as normal a life as possible, even though that you know that some of the activities that she’s going
to undertake are going to result in a lot of pain.

Mother of CYP with fibromyalgia and full body pain for 34 months’? (p.278)

Parents tried to find a balance between deciding how much to let their child engage in activities,
which might cause or worsen pain, to ensure quality of life for their child and family;”” this also applied
to older children who should have been making their own choices as they matured developmentally.
Things which hindered adaptation of their parenting approach were a lack of understanding about how
they could help their child, and the lack of resources and support from health services and their social
netWOfk.75'76’124’125

Pain’s adverse psychosocial impacts on the whole family

This second-order construct focuses on the emotional impacts of pain. Moderate to severe pain had
adverse psychosocial impacts on all family members,118122142146147 tg the extent that some parents and
CYP described living with chronic pain as traumatic - like surviving a traumatic event.118135146147 Cyp
felt isolated, depressed, ‘different’ from peers and afraid of the possible cause of the pain, particularly
when they had no diagnosis or did not know the cause of their pain (for further details, see Third-order
construct 2: families struggling to navigate health services). Pain in some adolescents with cerebral palsy,
headache, CRPS, otitis media or musculoskeletal pain led them to wonder if they ‘deserved’ it.241147
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Parents were deeply negatively affected emotionally; they experienced helplessness, frustration and
guilt if they could not help their child feel better or find a cure, anxiety, distress and depression,353877:143
as expressed by this father:

She [daughter] was depressed; | was starting to get depressed from it. It was absorbing our whole life.
Father of CYP with chronic neuropathic pain'#® (p.250)

Parents also felt deeply afraid of what might be causing the pain, of witnessing their child in pain, that
treatments would not work and that the CYP would not get better to enjoy a fulfilling life2%143 (for
further details, see Third-order construct 2: families struggling to navigate health services). The constant fear
caused parents to always be ‘on call’ (available at any time) for their child,?>7”” which was also detrimental
to parents’ well-being:

You don't really have a major life, you're always on call. There is always that, you know, whatever you do,
or wherever you go, you know if you go to bed, you know you're going to be on call if something is going to
be wrong, if he needs you, you've got to get up and do it.

Mother CYP with complex regional pain syndrome full body pain for 7.5 years’” (p.264)

Furthermore, parents grieved the loss of their lives before pain and the loss of ‘normal’ parenting.”” Our
PPI group, both CYP and parents, also expressed grief over losing the life they could have had without
chronic pain.

There was a greater negative psychosocial impact on family members who were more involved in caring
for the child.3577.79:80123125,126,131,132,145,148,149 CYP felt responsible for, and guilty about, their family’s distress
and caring efforts,'2>148149 35 this boy with chronic pain from sickle cell disease explained:

She gets so upset when | am having a pain and it’s not fair on her, like | don’t want to make her worry.
Because if she’s upset, | get upset for upsetting her.
Male age 13 years, pain from sickle cell disease'?* (p.620)

Thus, our interpretation shows there can be a cycle of escalating distress among family members: the
child is distressed due to pain, which causes distress to the parents and siblings, which further distresses
the child. Furthermore, guilt and worry about parents could cause CYP to hide or downplay their pain,
which we hypothesise can pose difficulties in assessing and managing pain. Consequently, pain disrupts
family communication systems and precludes sharing of worries with each other.

Seeking meaning in chronic pain

Parents and adolescents would rather not experience chronic pain but when they did live with it,

they reported some positive consequences of chronic pain. The parent most involved in chronic pain
management, usually the mother, perceived they became closer to their child and that their relationship
had improved.3>89105 Some siblings felt that their family relationships had become closer than in other
families and they had become more compassionate to others.8%12¢ |n addition, some adolescents with
chronic pain acknowledged that their experiences made them a better person, better equipped to live
life and more mature.*?%14” An adolescent with chronic back pain described having more time to be
with friends because they had had to stop other extracurricular activities.'?® We suggest that these
perceived positive consequences may be examples of ‘benefit finding’ (a form of cognitive adaptation
to threatening circumstances) or an attempt to seek meaning in pain. For example some young people
worked towards framing their pain experience to try to portray some positive impacts, as expressed in
the following account:

Going through this pain and going through the program has almost made me a little more mature
mentally because | have to be able to cope and get through my life. | have to get ready for adulthood.
[...] I will survive, | meant there is so many different ways | could say it, but it’s all going to come down to
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it'’s changed me for the better. It’s perseverance, | can tolerate more pain | guess, that’s a bad and a good
thing. But it’s just changed me a lot.
17-year-old boy with chronic headaches#” (p.113)

Thus, the adolescent expressed some positive changes in himself but also expressed ambivalence about
the impact of pain on his life. This kind of behaviour also speaks to the resilience that these young
people built up over time in response to pain as a serious adverse event. Our PPl group confirmed that
they had experienced some of the positive consequences described above, with the exception of CYP
having more time for friends. When pain was severe enough to prevent engagement in extracurricular
activities, it also prevented PPl members from socialising with friends, perhaps due to differences in
their pain conditions and pain severity.

Pain forces families to manage uncertainty

Pain meant CYP and their families had to manage many uncertainties regarding their changing routines
and family life, diagnosis and prognosis and the child’s future prospects, for example of finding
employment or engaging in education. The child’s uncertain future increased fear, and for parents, this
was a strong motivator for searching for treatments and cures. For conditions with remission periods,
such as low back pain or juvenile idiopathic arthritis, fear and uncertainty around when and how
intensely they would have a pain flare were always present,®>”” which limited families’ activities, as
described by this mother:

Definitely a lot of planning, and you are restricted in an awful lot you can do, so you have to just kind
of, each day we know we could maybe go swimming because that’s a good thing to do, but if it’s a lot of
walking we're not going to go there, so you have to just plan ahead, and we don’t know if by tomorrow
she’s going to be in such severe pain that we'll have a day with her friends round to the house, you just
have to juggle what each day is going to be like.

Mother of 11-year-old girl with pain from congenital hip dislocation for 3.5 years”” (p.263)

It was hard for CYP and the family to adapt to the often fluctuating nature of pain.8%13!

Pain forces adjustment and adaptation

Family adjustment to moderate to severe chronic pain was a process over time: initially (in the early
days of chronic pain) they wanted to hold on to (or return to), what study participants and study authors
often referred to as, ‘normal’ life or ‘normality’, that is what family life was like prior to the onset of
pain.80124-126,131,132143,145,148 Thjs finding also resonated with our PPI group.

In response to the pain, families focused on trying to control pain’s impact on family life using many
strategies, such as gathering information about pain; following treatments (for further details, see Third-
order construct 4: families’ experiences and perceptions of specific interventions and treatments); adjusting
their routine to accommodate pain and its management and self-managing pain to be able to join in
activities.132142152 Pgradoxically, family life then became completely organised around managing and
avoiding exacerbating the pain, resulting in further restrictions and changes to the whole family.*32 CYP
felt like they were losing control over their bodies, routines and daily lives.

Our interpretation indicates that, over time, parents and CYP started to focus more on living well with
pain rather than focusing their efforts on finding a cure, although not all families gave up on finding a
cure. In general, families tried to resist pain’s control, and find balance between managing/controlling
pain and having a fulfilling family life.”?80132145 For instance, parents (mothers) learnt to deal with the
unpredictability of pain; helped their child to live with their new condition and developed ways of
dealing with the child’s fear about the future.”?8%132145 CYP found new ways to do daily activities,

for example using mobility aids.'? To regain some control and have quality of life, some CYP chose

to engage in valued activities despite the pain, which was also mentioned by our PPl group.'37:142 As
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they got older, some adolescents changed their perception of their lack of engagement with activities
because of pain as their choice rather than as something out of their control.1?®

Adolescents, many of whom had daily pain, saw their pain as unavoidable, all-encompassing and always
present, for instance, a 17-year-old boy with chronic headache described pain as ‘it is part of me.
Constant’#” (p.114). Adolescents with neurological conditions or sickle cell disease perceived chronic
pain as just another obstacle, as something else they had to deal with.1*?125141 Similarly, some parents of
children with neurological conditions and other chronic pain conditions saw adversity, such as pain, as
part of life and something that was out of their control.102119.141

Over time, some parents and adolescents learnt to adapt to unresolved pain on their own by ‘getting
on with it’ 8 (p.758) because they felt like they had no other choice; they accepted that pain was
inescapable and would not go away,02118131141,146,147 95 this quotation illustrates:

| figured like you don’t have it [pain] and you're lucky, but if | have it I'm just going to get on with it, like
you can't, there’s nowhere it's going to go, you just have to like overcome it and be brave.
Female, 13 years, 1 year since juvenile idiopathic arthritis diagnosis*®! (p.5)

Families were able to accept and adjust to pain faster when healthcare professionals and services helped
set expectations early on regarding treatment and the unlikely probability of a cure (for further details,
see Third-order construct 2: families struggling to navigate health services). We hypothesise that the effort
and challenges involved in adapting to pain’s presence might be a reason why families found strategies
that helped them to shift their focus solely from controlling/curing the pain to learning to live well with
it so helpful (for further details, see Third-order construct 4: families’ experiences and perceptions of specific
interventions and treatments).

Pain’s influence on disclosure, social support and social relationships

Mothers described longing for others to understand their suffering; yet, parents did not always disclose
their child’s condition to friends and extended family because of its complexity (e.g. CRPS), and/or

fear of being judged on their parenting skills or being disbelieved.'*®* Mothers also reported difficulties
disclosing their child’s condition due to concerns around a lack of sympathy for a condition that was not
life-threatening.1°2120 This lack of disclosure could be detrimental to how much support parents received
from their friends and wider family,'*® although disclosure did not always lead to social support.102143
Mothers also described having grown apart from friends due to their caring role.°> When the family’s
wider social network of peers, friends and the extended family, such as non-cohabiting grandparents,
provided practical, financial and emotional support, this helped parents and CYP deal with the impact of
pain on their lives, enhanced quality of life and adherence to treatments.8126131

Children and young people often avoided disclosing their pain, although this was age- and gender-
dependent with girls and children under 12 years old being more likely to disclose and share their
problems than boys and older children.80122130.132142146 CYP, including those aged 7-10 years old,
perceived that other people saw something wrong with them and that they were seen as their illness,
which they did not want; they wanted to be seen as ‘normal’ and healthy by their peers and to belong to
a group of friends,80121123131.132147 35 expressed by this teenage girl:

I want to do what normal teenagers do and not be reminded of my illness all the time. It keeps my mind off
the pain and makes me forget about medication and physiotherapy every now and then. Also people think
I am perfectly healthy when | participate in normal things—and that helps me forget about it.

Female with juvenile idiopathic arthritis'*? (p.890)

Contact with peers and friends helped CYP to feel ‘normal’ which provided hope and reassurance.'®! The
definition of normal behaviour varied with the child’'s age because they were comparing themselves to
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their peers.’*1132 |n adolescence, being like peers was particularly highly valued. Normative constructions
of adolescence involve individuation from parents but because of their pain this was delayed in some
ways, thus increasing their sense of difference. Hiding and not disclosing their pain meant CYP could
manage how others perceived them to an extent and avoid people’s ‘disabling responses’, for example
derogatory comments;?>13014¢ however, we hypothesise that non-disclosure might also make CYP’s
attachments with their peers and friends less deep and affect their ability to garner social support.

Meeting others with similar conditions helped adolescents with epidermolysis bullosa and juvenile
idiopathic arthritis feel less isolated as they were able to share experiences and provide mutual
support.t23131 |n contrast, other adolescents with musculoskeletal pain did not want peer support

from others with chronic pain because they did not want to be reminded of their pain or because they
believed their pain was unique and, therefore, others would not have similar experiences.'*? This was
particularly reflected in the case of comorbidities. For instance, parents of children with arthritis linked
to Down syndrome did not seek support from parents of children without Down syndrome because they
believed they would not understand. 3¢ In contrast, they described their interactions with parents of
children with Down syndrome and arthritis as a great comfort and vital source of information.'%¢

School and the social realm

School is a major part of most CYP’s lives. Having chronic pain meant difficulties engaging with

the school environment which affected CYP’s relationships with peers and friends, contributed to
their lack of support, increased their sense of social isolation and adversely impacted their education,
including for younger children under 10 years old.123-125128.130.148 Sqcijal isolation was a consequence of
recurrent school absences due to pain, which made it difficult to maintain friendships, but was also the
result of pain preventing CYP from engaging with friends when at school.!?

My pain has stopped me from coming into school or being social in school. For example, | may be in a lot
of pain and won’t want to be a bother to anyone else.
Mark, 16, month two diary'?é (p.5)

Pain prevented most schools from easily including CYP with chronic conditions; this impaired CYP’s
learning, thus contributing to their uncertainty regarding their future job and further education
prospects. CYP with sickle cell disease and those with juvenile idiopathic arthritis had to take special
precautions at school, such as avoiding contact sports and crowded spaces, having more toilet breaks
and keeping warm, which reinforced their sense of being different and not belonging.1?>1%%14¢ CYP also
had to deal with stigma and the disabling attitudes of others, which were particularly noticeable in
accounts of CYP with epidermolysis bullosa and sickle cell disease, such as racism related to sickle cell
disease (for further details, see Third-order construct 5: children and families experiencing prejudice and
discrimination).123-12

Several Canadian adolescents in a 2008 study reported how struggling academically at school due
to their school’s failure to modify rules and requirements interfered with their sense of wanting to
be ‘normal’**? In a 2020 UK study, going back to school was a key step to returning to normality and
‘normal’ life as it provided a refuge from hospital.’?? These different experiences might be explained
by differences in school policies, procedures and cultures in Canada and the UK or the recency of
the studies given that study participants were of similar ages (11-17 years old) and had similar types
(musculoskeletal) and severity of pain.

Third-order construct 2: families struggling to navigate health services

Thirty-six included publications from 32 studies published from 2000 to 2022 contributed data to this
third_order COnStrUCt.34’36’75_77’79'80’82’102'105'109’110’117_120’124’125’132'134_147'149 Pain Conditions in these pub"cat—ions
included: unspecified chronic pain, headache, CRPS, mixed pain conditions, neurological conditions,
musculoskeletal pain, abdominal pain, juvenile idiopathic arthritis and sickle cell disease. Studies

were Conducted in the UK,34,76,77,79,80,82,102,109,110,117—120,124,125,132 the USA,140,143,144,147 Canada,36,105,138,142
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Norway,’>137.146 Sweden,¥” Australia,'3>'#* Cameroon,** Brazil,*** Ireland*** and Hong Kong.'3* There was
a lack of data on experiences of social care services.

This third-order construct describes the difficulties families faced when navigating and interacting

with health services including getting stuck in a cycle of continually returning to services in pursuit

of a diagnosis and curative treatment. Service fragmentation and numerous referrals without a clear
care pathway resulted in frustration, unmet expectations, inadequate pain management and unmet
needs. In contrast, a healthcare professional listening to and believing parents and CYP experiences

of pain could reduce their distress and isolation and provide hope of resolution. This third-order
construct is composed of four second-order constructs: families’ striving for diagnosis and a cure; family
expectations of services influence experiences; chasm between health services and families’ needs; and
the importance of being listened to and believed by healthcare professionals.

Families striving for diagnosis and a cure

At the onset of the child’s chronic pain, CYP and their families initially hoped for and sought out curative
treatment based on the assumption that there must be an underlying physical cause for the pain.343675-77.
117,138,139,143.146 This desired outcome of a cure motivated families to access health services. For painful
chronic conditions, such as juvenile idiopathic arthritis and sickle cell disease, CYP and/or parents also
often hoped for a cure for the underlying condition.'?>4> An exception was a family from Cameroon
who believed that a ‘cure’ would result in the illness (sickle cell disease) simply passing to another

family member.*** Most families in the UK accessed health services in their search for a cure. General
practitioners were usually their first port of call 343677117 except for families who were already accessing
specialist services in the UK for an underlying condition who saw a consultant, such as a rheumatologist,
neurologist or gastroenterologist.%?

Parents expected doctors to undertake objective medical tests (e.g. physical examinations, X-rays, high-
technology scans), which they hoped would reveal the physical cause of their child’s pain, to prescribe
pharmacological pain management and eventually find a cure.343¢75-77.117.136138139,143,146 Thejr expectations
of services were frequently unmet, resulting in repeated visits to health services.

Our interpretation indicates that families searched for a cause and/or diagnostic label as a way to better
understand their pain and to enable pain relief treatment or cure. Without a diagnosis, families could
not access appropriate services. Many CYP and families welcomed a diagnosis as proof of a ‘genuine’
illness,3436.75-77.117132.136 5 confirmation that their pain was real and could be explained to others (peers
and friends). Identifying a cause was important because it indicated the pain was ‘real’ (not imagined or
invented); it meant the pain was not disbelieved by others including healthcare professionals,¢77:136:143
and it could/enable effective treatment.*> PPl input emphasised that both having a diagnosis and
identifying the cause of pain were important, for example despite a diagnosis. If the cause is not known,
then treatment cannot target the cause of pain, although sometimes there is no effective treatment
even when the cause is known. Our PPI group indicated that another positive consequence of a
diagnosis was when it led to identifying a condition-specific peer support group. Without a known cause
of, or diagnosis for, the pain, parents and CYP worried and feared the cause may be life-threatening, for
example cancer.367>138144 Children aged 10-12 years old tended to be more fearful than 13 to 16 year
olds that their pain might be life-threatening.'3®

However, the path to diagnosis was not straightforward, and could lead families to make repeated visits
to health services with no satisfactory resolution. Some families gave up on a cure in the absence of one
or were told by healthcare professionals that a cure was unrealistic. However, some did not abandon
hope of a cure, as this parent of a child with juvenile idiopathic arthritis described:

The doctors say that there’s no cure, but I'm sure that there is one, | don’t believe it’s possible that there’s
no cure for this disease.
F11%% (p.560)
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Healthcare professionals tended to refer children onwards in the search for a cause/diagnosis, often with
long referral waiting periods.34367778117 This meant families went through long periods of uncertainty
which generated more fear, hopelessness and anger. With each new referral, families repeatedly
experienced raised hopes but no resolution. This resulted in frustration, despair and loss of faith in
healthcare professionals and services in what Carter'?” referred to as ‘referral fatigue’, as shown in this
quotation from a mother of a young person with chronic pain of an unknown cause:

After five months we have had no real diagnosis and not much in the way of effective treatment.
Mother, interview!’ (p.32)

Families became stuck in a continual cycle of attending and reattending services in the search for
diagnosis and cure. Although the Carter!?” study is from 2002, the idea of referral fatigue resonated with
our PPI group indicating it is still a current issue. This quotation from a 14-year-old girl with probable
chronic idiopathic pain syndrome illustrates the frustration of not having a confirmed diagnosis and not
having pain relief:

(I feel frustrated) probably at the fact that, there’s nothing to cure it at the moment like | can’t do anything
to stop the pain, | can’t do anything else, and the fact that it’s, | haven't got a firm diagnosis.
P06, F 14 years, CIPS'?? (p.1792)

Sometimes, the medical tests and examinations carried out to help establish a cause for the pain were
unsatisfactory to parents, for example test results revealed no clear cause, or no objective tests were
conducted, as this quotation about a doctor from a mother of a child with chronic leg pain illustrates:

... mean how can he see through somebody and say | know you've got a pain in your arm right this minute
in time by looking at you? You'd have to do some kind of examination. | mean, is he some kind of magician
or something?”’ (p.187)

The lack of a physical examination of her child within the consultation resulted in this mother lacking
confidence in the healthcare professional’s diagnosis or explanation. Such unsatisfactory medical
encounters could lead to families seeking alternative tests.

Even when families received a diagnosis (e.g. pain as a result of juvenile idiopathic arthritis, sickle

cell disease or cerebral palsy), this did not always enable the effective pain management for which
families hoped. Notably, children were often left in considerable pain because treatments did not work
(cerebral palsy), it was seen as unnecessary to treat the pain (dysmenorrhoea), or when pain fluctuated
in severity (musculoskeletal pain).122134136141 Although families often desired a diagnosis for the child’s
pain symptoms, a diagnosis was not a source of hope for all families; for instance, for one family whose
daughter had a pre-existing chronic condition, the additional diagnosis of fibromyalgia increased their
worry.”” A diagnosis such as ‘chronic pain’ or CRPS without a known underlying biological cause could
also be unsatisfactory to families because it did not help them understand why they had pain.3¢

Our interpretation of the data reveals that families’ search for a physical cause that can be cured through
biomedical types of intervention reflects a biomedical conceptualisation of the causes of pain and its
management. Indeed, data in several studies provided further supporting evidence that a biomedical

model of pain and pain management tended to predominate both in health services and in the minds of
famiIieS.36‘75’77’117’138_140’146

There were some refutational data from two studies that revealed some parents were open to
considering a more biopsychosocial approach to understanding and managing their child’s pain
condition. Indeed, mothers of CYP abdominal pain in a UK study accepted the possibility of a
psychological basis of pain but they still felt they first had to rule out physical illness via medical
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consultations.” Furthermore, parents undergoing family Acceptance and Commitment Therapy (ACT)
for their child’s long-standing disabling pain conditions were open to a biopsychosocial model of pain.*®
It is unclear why some mothers of CYP with abdominal pain were open to biopsychosocial explanations.
Some specialist pain services/treatments, like ACT, helped parents to shift their understanding to a
biopsychosocial model which could alter their expectations of what treatment could achieve and allow
them to shift their focus from a cure to ways to manage and live with the pain.'®?

Family expectations of services influence experiences

When family expectations of services were not met, they became frustrated, angry and lost trust in
services.’77882102117,118,124125138.147 The complexity of navigating the healthcare systems had negative
impacts on families, as it left them to deal with the pain on their own. Indeed, when families perceived
the outcome of accessing health services to be unsatisfactory (e.g. poor pain management or a lack

of explanation for the pain), families would return to services, seek out alternative services and/or
self-manage the pain as best they could with over-the-counter medications and self-care like rest,
sleep, hot water bottles, etc. (for further details, see Third-order construct 3: families managing pain
independently) 82134144

Participants in some studies had experienced inpatient pain management programmes or specialist
outpatient pain services with varied results.357778121147 |npatients with CRPS in one study had their
expectations of a cure raised by professionals, but cure was not achieved,”” as described by the mother
of a child with CRPS:

...that's what | was told would happen, | wanted them to cure her because they told me they could
cure her.
Mother 377 (p.223)

These raised expectations negatively impacted how families experienced that particular programme
highlighting the important role of healthcare professionals setting expectations as part of pain
management. Management of family expectations of treatments and effective communication by health
professionals were important for effective treatment and to support families’ psychosocial needs - it
resulted in a trusting relationship.””.78102117.118138147 Some members of our PPl group said that they
wished healthcare professionals had managed their expectations from the outset, for example by telling
them that there was no cure. This would have helped them focus sooner on ways to manage the pain
instead and might have avoided the financial cost of the constant search for a cure as some of them
tried various private treatment alternatives and medications in the UK.

Chasm between health services and families’ needs

Children and young people and parents described that general practitioners and other health
professionals did not always manage the chronic pain effectively.”>7¢ Accounts from CYP with sickle
cell disease and parents of CYP with Down syndrome or sickle cell disease highlighted that ineffective
pain management often resulted from non-specialist healthcare professionals’ lack of knowledge and
awareness about pain associated with these genetic conditions,?21241% put also from discrimination (for
further details, see Third-order construct 5: children and families experiencing prejudice and discrimination).
Parents of children with complex conditions, such as cerebral palsy, mentioned that (allied) healthcare
professionals offered limited time for pain management because their focus was on other aspects

of treatment.’*>13 Young people also felt the healthcare professionals were sceptical about their

pain severity and pain experiences causing them to feel ‘ignored’, ‘abandoned’?? (p.4) judged and
misunderstood.®2!'” CYP also felt that healthcare professionals judged their pain relief needs based on
how the CYP expressed chronic pain, which might be different from how CYP expressed acute pain.
Some families said that general practitioners, emergency departments and general hospital wards had
refused to prescribe analgesics,3+367782117 3s jllustrated by this quotation from a young person with sickle
cell disease who had attended the general hospital:
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It was a bad experience really [being on the ward] [...] The doctors just didn’t really believe... not believe,
but they thought | was like, faking, or like doing it to get medication [analgesia] as if |, like, was addicted
to medication. [...] But I can be laughing but still in pain and that’s what people need to understand, like
nurses and doctors and even people in general: that | can be in pain, anyone can be in pain and, like, still
be laughing because we know how to... people, like kids or, you know, kids know how to deal with the pain
and we just try to distract ourselves.

01 13-15 years old®? (p.4)

Gender bias was also present within the pain management approaches in one study conducted in Hong
Kong.'® For instance, young girls with dysmenorrhoea were left with no adequate pain management.
Some girls sought out Western medical practitioners because they did not receive help elsewhere, and/
or they wanted quick relief of symptoms by taking pharmacological medication.'** However, their pain
was trivialised by Western doctors, as the girls were told that there was no cure and that it was ‘normal
pain’ to be endured.*3*

There were also other reasons for poor chronic pain management. For children with underlying
chronic conditions, sometimes treatment for the child’s pain fell between gaps in specialisms
due to disjointed or siloed organisation of care, as this mother of a child with a neurological
condition explained:

The specialists just look at the bit they're interested in; it’s up to me to put it all together. The neuro is
interested in epilepsy, and the gastro in his stomach but no-one is really responsible for tackling his pain.
M31% (p.7)

This fragmented care was frustrating for parents whose expert knowledge in assessing their child’s
pain was not always acknowledged by health professionals. Specifically, parents perceived that their
expertise in assessing their child’s pain, particularly for younger children and those with communication
difficulties caused by neurological or genetic conditions, was not always recognised by health
professionals.109:110119.135136 The ynderlying (e.g. neurological) condition was the professionals’ focus
rather than the whole child meaning their pain was ‘ignored’ and not treated.10%110.119.135136 Pgrents’
expert knowledge of their child’s pain and lived experiences placed them in a position to advocate for
their child when interacting with health services; they often felt they had to fight for effective pain
management, resources and answers:3477:105135136

We realised that as parents we've all had to fight an awful lot to get our children anywhere, to get them
diagnosed, to get them recognised, to get them treated... If they had other parents who were... less
confident and less bolshy [assertive], then they would still be on the sofa at home in constant pain...
probably slashing their wrists by now,

Participant 1, focus group 1% (p.52)

However, health services were sometimes portrayed as a different world for which parents needed

a new vocabulary in order to navigate this world effectively and to be taken seriously by health
professionals.'®? Parents felt that learning medical terminology associated with illness and treatments
gave them more control over medical encounters.*?

Being referred to a pain clinic could ‘validate’ the pain (i.e. confirm it was a real illness) and be a source
of hope, and emotional and practical support when the healthcare professionals ‘listened’.3477.78102117.147
It could, however, be very difficult to get referred to a pain specialist or specialist pain service.’°?11° In
one USA study, CYP aged 10-18 years old had consulted on average eight different doctors prior to
being evaluated at a paediatric pain clinic.}*° Difficulties navigating health services, in addition to the
difficulties/challenges around receiving contradictory advice and guidance from health professionals,
led families to seek out their own information, for example on the internet, which could be helpful or
distressing.””79:14¢
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In addition, the transition from children’s to adult health services could be worrying and difficult

for young people, which in the UK happens around the age of 18 years old.2'4? Young people aged
13-17 years old with musculoskeletal pain expressed negative feelings at the thought of moving to
adult services;'*? our interpretation is that they were likely to need psychological/emotional preparation
for the move. One author suggested a gradual shift to independence in managing their care.'*? During
transition to adult services, CYP with sickle cell disease had experienced adult wards as ‘unwelcoming’
and had poor care during unscheduled hospital visits and non-specialist hospital wards for painful
episodes.t2 Our PPI group offered another perspective: having had poor experiences of paediatric
services, some had decided to wait for treatment until they were old enough to use specialist adult
services, which they perceived as far better.

Importance of being listened to and believed by healthcare professionals

Interactions with health professionals were often a source of dissatisfaction and stress for many families.
CYP perceived that professionals ignored their experiences of living with pain'*® and that professionals
had ‘given up’ on them.””78117.14¢ Mothers felt that the emotional impact their child’s treatment had on
them was rarely addressed during medical appointments.1® Parents, particularly mothers, also felt they
were being blamed for their child’s pain when there was no obvious cause for the pain, when healthcare
professionals indicated the cause might be psychosocial,’>-78102136146 and/or when their child’s pain was
not believed,”>768%13¢ 35 this diary extract for a child with abdominal pain reveals:

I've had pain in my stomach for nearly two years. It seems much longer.... One doctor told me that what
she was seeing on examination and what she was being told were two different things. | was 11, and knew
that | was being accused of lying. This made me really angry, because it didn’t help the pain (it actually got
worse) and it really hurt me to be called a liar when the pain was very real.

Child, diary*'” (p.34)

Parents and CYP highly valued healthcare professionals who listened to and understood the impact
chronic pain had on them and their family life, that is, a healthcare professional who showed empathy.
The experience of being listened to by a healthcare professional could reduce distress and isolation and
provide hope for parents and CYP.11%41 This quotation from a mother of a child with CRPS conveys the
importance of healthcare professional empathy:

A good professional? Somebody who will also listen as well as give a medical opinion, somebody who
doesn’t turn around and make you feel two inches tall when you try to tell them how your lifestyle is.
FE277 (p.186)

Being believed by the healthcare professional was also key. Pain was difficult for CYP to describe in
words and for them and others to understand because it is invisible;** this finding was corroborated by
our PPI group. In third-order construct 3 ‘Families managing pain independently’, we show that not being
listened to and believed can create a lack of control/autonomy over how to manage the pain - this could
result in CYP resorting to self-management strategies.

Third-order construct 3: families managing pain independently

Thirteen studies contributed to this construct”>7682:105109.110119,123-125,134135144 \which covered six
conditions: sickle cell disease, headache, epidermolysis bullosa, abdominal pain, dysmenorrhoea and
neurological conditions. There are gaps in our understanding of families’ management of children’s

pain because there were few relevant data in the studies and much of the data were not very rich. This
third-order construct is composed of data from two second-order constructs which are focused on how
families manage pain independently: pain self-management and parents helping CYP to manage pain.

Pain self-management
Self-care and self-management of pain occurred across a range of environments - at home, at school
and even in the hospital 82124125 CYP and families decided to manage pain on their own for multiple
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reasons, and it usually occurred (1) when they disengaged with unsatisfactory services which were
unwelcoming and/or provided poor pain management; (2) as a supplement to, or when they had no
effective, prescribed medical treatments;'41% or (3) when they chose not to consult a doctor at all, for
example for dysmenorrhoea®** or headache 82124125144 The decision to self-manage pain could give CYP

a higher level of autonomy in deciding how and when their pain was managed, which we interpret to
indicate the need for services, for example hospitals, to flexibly support all kinds of pain management,
including self-management, and to support CYP’s autonomy in pain management. In some instances,
CYP preferred to manage their pain at home, where they had access to resources (such as their own bed,
hot water bottles, hot baths, television for distraction, family support, etc.) which helped them to deal
with their pain on their own.82124125

Self-management of pain involved a lot of trial and error. Over time, with more experience and
knowledge, CYP’s pain self-management strategies improved, for example they learnt what worked in
terms of pain medications, self-massage, ointments, breathing techniques or distraction. CYP also learnt
to differentiate different types of pain which enabled them to understand what kind of pain relief was
needed, as described by this young person with sickle cell disease:

Only a few years ago, that’s when | was able to kind of cope better, and | had a better understanding of
the kind of medicine | need, and if | need like the strongest out of the painkillers or just like a little bit. So
I kind of developed and kind of grew on to how to take care of it myself. Until | reached this point, where
| feel like | don’t need to go hospital sometimes, or sometimes | do, then... And as you grow older you're
going to be able to know the different types of pain also, like if it's going to be a mild crisis, or if it's going
to be a really severe crisis.

Female 16-18 years old, sickle cell disease®? (p.7)

However, children’s pain self-management did not always work well, for example when pain was severe
and the strategies ineffective, such as attempting to manage a vaso-occlusive sickle cell disease pain
crisis with paracetamol or hot baths. Self-management and self-care were also affected by organisational
policies, such as school policies that did not allow children to leave the classroom or be excused from
physical education (also see Third-order construct 5: children and families experiencing prejudice and
discrimination), and lack of resources, for example hot baths in hospitals. Some children were unable

to self-manage effectively because of the emotional and physical impact of the underlying condition
causing pain.82123-125

Parents helping children and young people to manage pain

Our interpretation reveals that parents, usually mothers, felt responsible for, and had an important
role in, helping CYP to recognise and self-manage their pain, supporting preventative self-care, and,
if necessary, managing pain on their child’s behalf, for example in the case of younger children and
those with neurological conditions. Parents developed strategies to help their child manage pain at
home, for example they were fundamental in helping their child recognise different types of pain
and thus selecting the most appropriate pain management strategy.®? Parents also used distraction
and reward with their child during pain episodes and helped their child avoid pain triggers.”>”¢ They
interpreted their child’s non-verbal pain cues in order to assist with pain management, particularly
for children with neurological conditions or learning disabilities who could not verbally communicate
their pain, and girls with dysmenorrhoea, who were embarrassed to directly communicate their
pain,109.110119.134-136 parental involvement ranged from very little (ignoring the pain as a management
strategy to avoid positively reinforcing the pain) to extensive depending on the complexity of the
condition and the child’s age. For example mothers noticed that their constant involvement in
treatment decisions for complex conditions such as juvenile idiopathic arthritis adversely affected the
development of their child’s self-management skills, consequently reducing the child’s autonomy in
managing their pain.°°
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Helping their child manage pain could involve parents (e.g. of children with neurological conditions)
making difficult decisions on their own, such as finding a balance between managing pain and the child
joining in family activities/routines, as this quotation illustrates:

She’s in less pain when she’s in bed but that’s not a life, just being in bed. She needs to be part of the
family, up in her chair and being with us. That’s a trade-off.
Mother of 11-year-old girl with nerve pain'® (p.8)

Deciding whether and how much medication to administer at home was often a dilemma for parents
because side effects could interfere with the child’s participation in family life and/or cause health
problems.1?119.135 Pgarents often expressed feeling left on their own to make decisions with little help
from health professionals (for further details, see Third-order construct 2: families struggling to navigate
health services).

Third-order construct 4: families’ experiences and perceptions of specific interventions

and treatments

Twelve studies contributed to this third-order construct?”.79:105117.118,133,135137139,140,143,146 covering the
following conditions: juvenile idiopathic arthritis; musculoskeletal pain; CRPS; cerebral palsy (dyskinesia);
epidermolysis bullosa; mixed pain conditions including rarer conditions such as osteogenesis imperfecta;
unspecified chronic pain or chronic pain from any cause. This third-order construct is composed of two
second-order constructs: experiences and perceptions of interventions and treatments, and adherence
to and engagement with interventions and treatments.

Relevant data were limited, largely descriptive and heterogeneous, which adversely affected our ability
to fully develop a coherent conceptual understanding. Overall, there was a lack of rich data in studies
about family attitudes to and experiences of pain treatments. Studies focused on ACT, a cognitive-
behavioural therapy;*® physiotherapy for musculoskeletal pain;*3” daily physiotherapy, splinting

and medication for juvenile idiopathic arthritis;”” pharmacological and nonpharmacological juvenile
idiopathic arthritis treatments;% interdisciplinary intensive pain treatment at specialist pain clinics/
programmes for CYP with CRPS or a range of painful conditions;’7:117:118133140,143.146 3nd complementary
treatments, such as chiropractors, massage and mindfulness, used to help reduce pain associated with
dyskinesia in cerebral palsy.*®

Experiences and perceptions of interventions and treatments

Parents valued help with adapting their parenting skills and gaining information about the pain and how to
better help their child (with CRPS and undiagnosed pain).'3?14 CYP also appreciated gaining information
about pain and having more autonomy in their pain management3”'¥ (for further details, see Third-order
construct 3: families managing pain independently). For example physiotherapy treatments that helped
CYP with low back pain to develop an awareness of their bodies and capabilities gave them a greater
understanding of their pain which helped to reduce their fear of exercise and facilitated physiotherapy
treatment.’®” CYP with long-standing disabling pain conditions valued strategies, learnt through ACT,
that helped them change their focus from reducing pain to learning how to live with it.*3 Specifically, the
strategies shifted their focus away from curative approaches, which CYP valued, as expressed through
this account (see also Third-order construct 1: pain organises the family system and the social realm):

After so many doctor’s appointments you end up so focused on just getting rid of it, and now it’s more like
‘You're still going to feel pain and it'll still hurt when you do stuff but it’s ok’
Female with unspecified pain*®? (p.16)

Children and young people with unspecified pain and their parents also valued ACT treatment because
the group interaction with others with similar conditions helped them to feel less isolated and to

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health
and Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaptation in any medium and for any purpose provided that it is properly attributed. See: https:/creativecommons.org/licenses/by/4.0/. For
attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.

53



54

FINDINGS

appreciate their individual differences (this links to Third-order construct 1: pain organises the family
system and the social realm).** Group ACT treatment also helped families to learn from how others
parented when their child had pain:

When you've got a sick child, you become incredible overprotective er and that might not always be of
benefit to your child, they do need to be allowed to live their own lives and do exciting things, and this
other mum that | met, she let her daughter go inter-railing, with her sister | should add, but still, at that
age, | thought was really cool, and it made me think, yeah, it makes sense.

Mother of CYP with unspecified pain'®? (p.16)

However, treatment in a group setting could lead to a sense of guilt in CYP when confronted with others
with more severe pain.'®® Our interpretation indicates that the experiences and perceptions of CYP and
parents of specific interventions or treatments seem to be related, at least in part, to how well these
addressed the negative impacts of pain on the family and their social realm (this links to Third-order
construct 1: pain organises the family system and the social realm).

Adherence to and engagement with interventions and treatments

Children and young people wanted tailored treatments from pain clinics,*® which they did not feel they
received. Pain-causing therapies, for example physiotherapy or injections for juvenile idiopathic arthritis,
or those with unpleasant side effects seemed counterintuitive to parents and caused the family extreme
distress.””79105135 Concerns over side effects are expressed by this parent of a child with cerebral palsy:

It is a real hard process when a new medication is introduced.... He can’t tell me if he’s not feeling well; he
can'’t tell me if he’s sad. | do not need the extra stress of a medication being disruptive in our life.
Caregiver 1'% (p.76)

Parents were essential to ensure their child was adhering to pain management treatments at home

(for further details, see Third-order construct 1: pain organises the family system and the social realm and
Third-order construct 3: families managing pain independently). This was particularly relevant for conditions
such as juvenile idiopathic arthritis, which involve painful treatments that have to be administered and
reinforced by parents,’””1° as described by this mother:

It’s painful, very painful at times. You can see it’s painful, but you've got to make her do it or you've got to
do it for her. | think there’s no choice in it. I've got no choice and she’s got no choice.
Mother of CYP with juvenile idiopathic arthritis” (p.455)

However, not all parents enforced treatment adherence. Medication side effects and treatments

that were monotonous and repetitive, painful and/or time-consuming negatively affected
adherence.”?105118133135 Ag described in ‘pain organises the family system and the social realm’

(see Third-order construct 1: pain organises the family system and the social realm), time-consuming
management strategies are an important factor contributing to pain organising family life. Parents

of CYP with juvenile idiopathic arthritis and CRPS decided to what extent their child would follow a
prescribed pain management treatment based on its impact, including side effects and the effect on
family life and activities, versus the perceived treatment benefits.”?195135143 This quotation illustrates a
mother’s dilemma:

...I think we could deal with the side effects easier if it was working. But when you see your child suffering
with side effects for nothing it feels very pointless.
Mother B, 12-year-old girl*** (p.6)

Families were more likely to follow a treatment programme if it was associated with reduction in pain

and increased autonomy of the child,””1% as shown in this quotation from a mother of a girl with juvenile
idiopathic arthritis:
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Her arthritis symptoms had settled down and she was doing much better, so | actually just stopped the
medication. | was just like, ‘I can’t do this’ because she was like the exorcist [horror film]. | would give her
the medication, and she would just barf [vomit] everywhere. And | figured she’s not getting any of this. You
know, | was very frustrated, | guess. And so we stopped the medication, and within 2 months, 3 months
she had a big flare and needed joint injections again. So | learned my lesson.

Mother A, 12-year-old girl*% (p.6)

Thus, sometimes parents only recognised the value of a treatment after stopping it. Some families
rejected psychological treatments which they perceived as stigmatising, for example because they
thought it indicated that healthcare professionals did not believe their pain was real. For many families,
psychological therapies were considered to be a ‘last resort’ treatment after other medical treatments
had failed.””11714¢ |n sum, parents had a key role to play in their child’s adherence to, and engagement
with, treatment; however, aspects of the treatments, such as impacts on family life, could adversely
affect adherence.

Third-order construct 5: children and families experiencing prejudice and

discrimination

This is a cross-cutting third-order construct which applies across the other third-order constructs,
so we present it separately here and refer to it throughout the results section, as appropriate.
Seventeen studies (reported in 19 publications) focusing on sickle cell disease, epidermolysis

bullosa, juvenile idiopathic arthritis dysmenorrhoea and abdominal pain contributed to this
ConStruCt‘35,75777,79,80,82,1237126,1307132,134,136,145,148,149

Children and families experiencing prejudice and discrimination was most apparent for CYP with

sickle cell disease - in terms of experiencing racism in particular - and for CYP with visible differences
due to their condition or with a learning disability. Visible differences were apparent in children with
juvenile idiopathic arthritis, whose mobility was affected,?¢ and epidermolysis bullosa, who often had
visible severe blisters.>®> One study focused on children with Down syndrome and juvenile idiopathic
arthritis.*3¢ CYP with sickle cell disease, mostly from African and Caribbean ethnic groups, reported not
receiving timely and adequate pain relief which they explained with reference to institutionally racist
practices within the health service.®? However, prejudice and discrimination also applied to other less
‘visible’ chronic pain conditions, such as sexist attitudes of health professionals to dysmenorrhoea.***

Discrimination and racism in health services

Children and young people with sickle cell disease and their parents experienced racist attitudes and
behaviours in UK health services - this was apparent in three studies from 2000, 2001 and 2019.82124125
Parents perceived that poor service delivery in the UK for sickle cell disease - including healthcare
professionals having poor knowledge of sickle cell disease and failing to convey even basic information
to families about the condition - was related to institutional racism,*?* as described by the study author:

Notions of racially motivated unfavourable behaviour, negative attitudes and disinterest in a ‘black’
condition were implicit in many parents’ accounts. For example, some parents - mainly African Caribbean
- felt that if haemoglobinopathies affected more white children, there would be better service delivery.
Mrs Prince compared the services available for what she regarded as a ‘white’ genetic condition, cystic
fibrosis and those available to those with an SCD.*?* (p.65)

They compared sickle cell services unfavourably with services for other common genetic conditions.
Furthermore, inadequate pain control was a constant problem to which racism likely contributed,?41?* as
shown in this excerpt of the study author’s interpretation:

Racism can contribute to poor pain control and means that one of most distressful aspects of the illness
remains untreated. Stereotypes of minority ethnic patients having a lower pain threshold are rife in the
health services (Bowler 1993) and may be used to justify a lack of pain relief (Atkin et al. 1998). The lack
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of treatment can also be justified by another racial myth. Some people with SCD require powerful drugs
for the control of pain. However, some doctors worry about their African Caribbean patients becoming
dependant on drugs (Stimmel 1993) and this can contribute to the significant undertreatment of
pain.*?* (p.65)

In the light of Atkin’s?412%> analysis, we observed that racism was apparent in Renedo’s®? study, as shown
in this excerpt:

These participants told us they felt judged and misunderstood. Some said they felt that they were
perceived to be liars or ‘drug addicts’ (O1). 16 said he overheard nurses talking about his pain not being
that bad (‘he just wants some morphine’) but he did not complain about it, because ‘when you need help
[...] you just accept it'®? (p.4). NB this quotation includes interpretation from the study authors.

Although not labelled explicitly as racism by the authors or the study participants, examples of
discriminatory attitudes included lack of respectful care for African Caribbean CYP in emergency
departments and general hospital wards, healthcare professionals disbelieving the pain severity of sickle
cell disease, not acknowledging requests for pain relief and not prescribing opioids when required (which
are part of the treatment recommendations for sickle cell disease in NICE guidelines).?

When | was in... admitted [...] they would like sometimes say, uh there’s nothing wrong with her, uh she’s
lying about her illness [...] It was difficult especially ‘cause | was in pain, like, | dunno... Why | would lie
about something about coming to hospital? It doesn’t even make sense.

Z1 16-18 years old® (p.4)

Parents of children with Down syndrome and juvenile idiopathic arthritis also perceived discrimination
from healthcare professionals in a study in Ireland.*®¢ Parents of non-verbal CYP with Down syndrome
felt that their child was treated differently in comparison with other children resulting in them being
excluded from services and ineffective pain management.'*¢ These parents described the general
practitioner as ‘their biggest hurdle’*® (p.4) and perceived healthcare professional attitudes as dismissive
and complacent, as elucidated by this parent:

[He was not being examined] literally because he has Down syndrome. [...] | said, ‘I still want to know
what’s wrong with him because maybe it will help us treat him,... but they literally say, ‘Well, he has a
diagnosis [of Down syndrome]..

Blake3¢ (p.4)

Thus, it is evident that the parent perceived the doctor to be focused on the child’s genetic condition
at the expense of investigating possible chronic pain. Parents perceived that the services and care
their child received were inferior compared with children without Down syndrome and that non-verbal
children with Down syndrome received worse care than verbal children with Down syndrome, thus
highlighting disability-related discrimination.%¢

Prejudice and discrimination at school

At school, CYP with sickle cell disease and juvenile idiopathic arthritis encountered discrimination in the
form of school policies and rules, and the attitudes of teachers and other pupils.1?>126130.148 Having sickle
cell disease pain (and other symptoms like fatigue) made learning challenging even when CYP were
present at school; school policies compounded this by not facilitating inclusion, for example CYP did
not receive help to catch up on missed schoolwork, were prevented from staying sufficiently hydrated
and warm to avoid painful crises and their need for frequent toilet breaks was not recognised or
facilitated.’3%148 |In contrast, other CYP with juvenile idiopathic arthritis, which is more prevalent among
white ethnic groups, reported accommodations being made at school, such as exemption from physical
education 80126132
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At school, CYP with sickle cell disease reported experiencing bullying, not being accepted, being

judged and discriminated against by peers, including peer disbelief in their sickle cell disease pain.t*©

A study from 2001*2?° reported CYP also experienced their peers'/social network’s general ignorance
and prejudice about their condition including some people associating sickle cell disease with HIV/
AIDS because they assumed that all people with blood disorders would be infected with HIV/AIDS from
blood transfusions.'? It is unclear whether this kind of assumption is a current issue since it was not
mentioned in a 2019 study.?? Prejudice and discrimination negatively affected CYP’s sense of identity
and discouraged them from telling others about their sickle cell disease condition.'?

Bullying, teachers’ disbelief of CYP’s pain and unsupportive school policies made it harder for children
to catch up on schoolwork and self-manage pain.t?>148152 Younger CYP found it harder to deal with
discriminatory behaviour than older CYP who were more used to it (and so had had time to develop
coping mechanisms).??*> Perceived racism and discrimination in schools undermined CYP with sickle

cell disease’s trust in these institutions and their staff and potentially undermined their abilities to
self-care to avoid triggering pain,8213%14¢ and to succeed at school.'3*4¢ CYP with sickle cell disease

also experienced institutionalised racism in school, which was not directly linked to their condition,

but which compounded their difficulties in succeeding at school, for example some teachers expected
African Caribbeans to achieve less at school and to get poorly paid jobs.'?> Only one sickle cell disease
study, conducted in Lebanon,**® did not find evidence of bullying and marginalisation of CYP at school,
but the authors surmised that adolescents might have been reluctant to disclose any bullying or children
in Lebanon are more accepting of disabled people. Alternatively, we propose that the relatively high
prevalence of sickle cell disease in Lebanon might have contributed to a higher degree of awareness and
acceptance than in the UK.

Such experiences extend beyond sickle cell disease. Siblings of children with juvenile idiopathic arthritis
also experienced stigma and bullying from peers due to their sibling’s health condition and witnessed
their sibling with juvenile idiopathic arthritis being bullied.®>*?¢ CYP with epidermolysis bullosa'?®

also conveyed experiences of prejudice and stigma, for instance, the peers of a teenage girl with
epidermolysis bullosa ridiculed her school absence:

she’s been off for all this time cos her feet hurt.
Female age 14 with epidermolysis bullosa'® (p.76)

Those with epidermolysis bullosa reported negative treatment from others, for example being stared at
due to their blisters or because of mobility issues, and, perhaps as a result, many suggested that their
appearance was more important to them than the chronic pain associated with the condition.

Pain prevented them from doing physical activity and from walking normally, and consequently, they
perceived that others did not see them as a ‘proper person’:

Kerry: Some people might think that I'm not a full person cos | can’t do anything, do like all the things that
other people can do. Cos I'm not like them they think that | don’t count as a proper person.?® (p.47)

Furthermore, the fluctuating nature of the skin condition meant others disbelieved the realness of their
condition.'?® Disbelief in pain could be considered a form of prejudice.

Gender and inequality

Most studies did not conduct an in-depth gendered analysis, although a few studies identified some
subtle gender differences between boys and girls with chronic pain.12514¢148149 Adolescent girls were
more likely than adolescent boys to disclose their pain to and share their problems with friends in order
to access social support.t?>14¢ Older adolescent boys were more likely to dissociate from illness as a way
to cope, believing talking was futile because it did not change anything.?> The way adolescent girls and
boys expressed their pain differed as girls tended to communicate it more openly through their feelings,
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for example crying, shouting or roaring out their pain, to help them cope emotionally.**¢ In contrast,
older adolescent boys regarded emotional responses such as crying as ‘a threat to their masculinity’ and
they felt guilty when they did cry'?® (p.622).

We identified that sexism was apparent in a Hong Kong study of dysmenorrhoea in which girls did

not receive pain relief from Western doctors who portrayed the condition as ‘normal’*** (described in
more detail in Third-order construct 2: families struggling to navigate health services). Societal and cultural
norms influenced their perceptions and understandings of pain - girls with dysmenorrhoea viewed their
condition as something normal that they had to endure, a view which was reinforced and perpetuated by
healthcare professionals.’** Consequently, many girls only sought medical help if the pain was so severe
that it made them faint.*3

We identified that gender inequality in caring responsibilities was apparent in many studies in which
mothers did most of the work related to pain;357>-7779.80.123,125126131,132,145,148.149 thjs is a bigger social

issue which affects the experience of caring. This does not mean that fathers were unaffected by or
uninvolved in caregiving - one study® which focused on fathers (n = 6) of adolescents with chronic pain
found that they also experienced difficulties achieving a balance between the competing demands of
family needs, caregiving and work, even if they were not the main caregiver.

Lines of argument

We developed three interpretive lines of argument which link together the key findings from the third-
order constructs into overarching ‘storylines’ or explanations:

1. Dominance of biomedical perspective in how children and families conceptualised chronic pain and
pain management

2. Parents fundamental to effective pain management

3. The journey of living with chronic pain

We then linked the three lines of argument into a model of families navigating chronic
pain management.

Line of argument 1: dominance of biomedical perspective in how children and families
conceptualised chronic pain and pain management

This line of argument pulls together data from the third-order and second-order constructs to show
there were differences between how CYP and their families conceptualised (1) the impacts and
experience of living with chronic pain, compared with (2) how they understood the cause of pain and
(3) how they understood the role of health services in management of the pain. In terms of living
with chronic pain, CYP and their families described experiencing mainly negative physical, social and
emotional impacts on their lives, such as the impact of pain on family life, social life, schooling and
parental employment (as described in Third-order construct 1: pain organises the family system and the
social realm). Thus, it can be seen that CYP and their families expressed physical/biological, psychological
and social impacts of chronic pain on their lives, which is consistent with a biopsychosocial model

of pain.

Despite families recognising biopsychosocial impacts of pain, CYP and parents tended to understand
the cause of chronic pain, at least initially, as solely biomedical, that is, pain has an underlying
pathophysiological cause which can be identified, treated and/or cured. Families were not usually
readily receptive to the idea of any psychosocial causes of, or influences on, chronic pain because they
believed it implied that the pain was not ‘real’ or that parents were to blame for their child’s pain, for
example because of a dysfunctional family life or poor parenting. Consequently, many families did not
want or understand the point of psychological pain treatment and saw it as stigmatising and a last
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resort. An exception was some mothers of children with abdominal pain were open to the existence of
psychosocial causes/influences, although it is not clear why (described in Third-order construct 2: families
struggling to navigate health services). It was mainly families for whom there was no identifiable or known
medical cause of pain (which does not necessarily mean there was no biological cause) who were asked
to consider possible psychosocial causes of pain. For children whose pain was caused by an underlying
health condition, such as sickle cell disease, juvenile idiopathic arthritis or cerebral palsy, families were
less likely to consider psychosocial causes of, or influences on, pain; these families may not have seen
the value of psychosocial treatments either, given the cause of pain was a disease.

How CYP and families initially conceptualised the role of health services in managing the chronic pain
was based on a biomedical understanding which shaped their expectations of, and interactions with,
services. Specifically, CYP and families sought to find an underlying biomedical cause in order to access
curative or palliative treatment (as described in Third-order construct 2: families struggling to navigate
health services). Families who already knew the cause of pain was a disease also sought biomedical pain
relief and in some cases a cure for the underlying disease from services. Some families did, however,
want support with psychosocial impacts of pain on their lives but did not expect or recognise that health
services might provide such support. In interactions with health services, this desire for biomedical
treatment for chronic pain created a medical focus for families, and for healthcare professionals.
However, their biomedical conceptualisation of the causes and appropriate treatment of pain was not
static and could change over time. For example families could realise over time that repeated clinical
tests could not identify a physical cause and/or medical treatments did not resolve the pain, or they
were told by healthcare professionals that no cause could be found, and/or there was no treatment or
cure. (Even when an underlying physical cause had been identified, treatment could be ineffective or
there could be no suitable treatment.)

Line of argument 2: parents fundamental to effective pain management

This line of argument resulted from interpreting third-order and second-order constructs (described

in ‘pain organises the family system’, ‘adapted parenting’, ‘parents helping CYP to manage pain’,
‘experiences and perceptions of interventions and treatments’, ‘adherence to and engagement with
interventions and treatments’, ‘pain’s adverse psychosocial impacts on the whole family’ and ‘pain self-
management’ in Synthesis findings) and it explains the fundamental role of parents in implementing pain
management strategies at home and the impact of these on family life.

Because of the profound impacts of pain on the child and the whole family life, parents had to adapt
their parenting approach to help their child to manage pain. Families carried out pain management at
home on their own most of the time which interrupted the family structures and routines. Indeed, most
prescribed pain management strategies were time-consuming and disruptive of family life; some were
also repetitive and painful or had other unpleasant side effects. Parents were fundamental in deciding
whether and how CYP followed any prescribed pain management and treatment strategies. This decision
was usually made based on the amount of impact the treatment strategy had on family life and on the
child. Parents, especially parents of children who could not communicate, developed expert knowledge
in assessing when their child was in chronic pain. Parents were typically the main advocate for their child
in interactions with healthcare professionals and services in order to access effective pain management.
Parents often had to make difficult decisions about their child’s pain management (particularly for
complex conditions such as neurological conditions and juvenile idiopathic arthritis) but they were

left feeling on their own to do so. Feeling that they could share this responsibility with healthcare
professionals could help parents feel less alone.

Line of argument 3: the journey of living with chronic pain

This line of argument was developed with data from third-order and second-order constructs (described
in the second-order constructs ‘pain organises the family system and the social realm’, ‘pain’s adverse
psychosocial impacts on the whole family’, ‘pain forces adjustment and adaptation’, ‘families striving for
diagnosis and a cure’, ‘family expectations of services influence experiences’, ‘chasm between health
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services and families’ needs’, ‘importance of being listened to and believed by healthcare professionals’,
‘pain self-management’ in Synthesis findings). It explores families’ journeys from the onset of chronic pain,
their struggle to navigate services seeking for a cure, to when their needs and expectations were unmet
and they then moved on either to prioritise living well with pain or they gave up hope. We hypothesise
that a biopsychosocial perspective of pain management could help improve how families experience
pain management and services.

Poorly managed, moderate or severe pain (which was not resolved by treatment or not treated at all)
deeply restricted and shaped family life and relationships. At the onset of chronic pain, families tried

to hold on to a sense of normality and sought help from services with the aim of curing pain. Families
believed a diagnosis could help to determine the treatment they should take to get rid of the pain.
However, receiving help from health services was not straightforward and a cure was not always
possible. Services were fragmented and difficult to navigate, and families found themselves being
referred from one clinical speciality to another without a clear care pathway to indicate the steps in the
process or what the result would be.

In addition, communication with healthcare professionals was difficult. Families did not feel their
experiences of pain were listened to and believed, and therefore, a diagnosis was difficult to achieve. In
the end, families’ expectations of services (particularly services not specialising in pain) were not met.
Pain was not cured and the disruption on family life not acknowledged by healthcare professionals.
Families were left to deal with pain on their own. They dealt with pain on their own by employing self-
management strategies and seeking complementary/alternative medicine, which sometimes increased
the negative impact of pain and its management on the whole family. Some families moved on from
searching for a cure as they realised they had no option but to ‘get on with it, and so some started to
prioritise living well with pain rather than ‘curing’ pain; others gave up hope and became depressed. As
part of the process of moving on, families learnt as best they could how to manage the pain and how
to plan their routine around it. We hypothesise that adopting a biopsychosocial perspective of chronic
pain management and shifting the focus solely from curing pain to living well with pain could reduce
the impact on family life and improve how families experience pain management and experiences of
navigating services. To facilitate this biopsychosocial perspective in families early on in their journey,

it is important for healthcare professionals to set expectations regarding the unlikely probability of a
cure, if appropriate, to help families in this process of adaptation and help them navigate their chronic
pain journey.

Linking the lines of argument into a model: families navigating chronic pain

management

The interpretation of all data and lines of argument helped us to understand families’ journeys dealing
with chronic pain and how these were affected by health services. We created a model of the non-linear
nature of families’ journeys with chronic pain while they navigated services seeking a resolution for the
pain which links all three lines of argument, illustrated in Figure 6.

The diagram describes families’ journeys dealing with chronic pain and how health services can

affect their journey (Figure 6). We hypothesise that there are two main paths (A and B) families can
follow during their journeys. Families navigating Path A can move on to Path B with time or help from
healthcare professionals and interventions. Families can also move from Path B to A, for example when
pain worsens or fluctuates in severity.

On the left side of the diagram on Path A, families experiencing the impact of poorly managed, moderate
or severe pain seek services in hope of a cure. When their expectations are not met due to fragmented
services, referral fatigue, lack of diagnosis, poor communication with healthcare professionals and so on,
they try to adapt to pain on their own. To adapt, they use many strategies, such as adapted parenting,
adapting and changing the family routine according to pain levels, and so on, which can have a negative
impact on their lives as the whole family focus is shifted towards dealing with the pain. Families also
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FIGURE 6 Families navigating chronic pain management (connects all lines of argument). Key: - - -» Reduces impact on family
life; - - -» possible direction (i.e. families may follow this path); —» direction (i.e. usual path families took).

employ different strategies to manage pain on their own and seek help from alternative medicines
which are not always successful. Because pain remains poorly managed, families are stuck in a cycle of
pain affecting their lives and seeking services in the hope for a cure but without any resolution for the
pain. Families and healthcare professionals understand pain and its causes through a biomedical lens/
perspective which deeply affects their expectations of pain management and services. Psychological
treatments are stigmatised and only used as a last option.

The right side of the diagram depicts when healthcare professionals are effective in helping set families’
expectations of treatment, which requires them to listen to and believe the families and acknowledge
their lived experiences. Realistic expectations can help families to adapt to living with pain as they

shift their focus from trying to cure pain to trying to live well despite the pain. Families might also
realise on their own that a biomedical cure is unlikely after following Path A for a long time without any
resolution for the pain. Families on Path B tend to be more receptive to biopsychosocial approaches for
pain management, due to lack of other options.

Family-centred theory of children and young people’s chronic pain and its

management

Based on interpretation of all evidence and PPI input, we developed a theory of what would constitute
‘good’ children’s chronic pain management interventions and services. The theory (Figure 7) can be used
by, for example intervention developers, practitioners, service commissioners and researchers.
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Our family-centred theory of CYP’s chronic pain and its management is based on a biopsychosocial
model and a ‘whole systems’ approach, that is, based on the premise that everything is inter-related
and interdependent (Figure 7). Because chronic pain affects all aspects of family life and their
relationships with the community, pain management strategies encompass the family (depicted in
green background shading), healthcare services (depicted in yellow shading) and the community
including schools (depicted in purple shading). The systems (e.g. community, school, health and social
care services) work together as enablers, either facilitating or delivering families’ desired outcomes.
Four key outcomes desired by families and CYP (blue shading) are at the centre of this approach

to chronic pain management and services. Families’ most desired outcome is resolution of/a cure
for their pain. This systems approach resolves service fragmentation by offering intuitive services
and proactive ongoing support for families across all environments (family, healthcare services and
community/schools) as they communicate and work together to achieve satisfactory outcomes

for families.
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Given that parents and CYP had to constantly assess pain levels in order to plan family life and pain
management, more support to facilitate pain assessment at home is put in place via links with health
services and resources/training. Families and CYP carried out most of the pain management and
prevention. Parents receive resources and support on how they can help their child deal with pain and
how to prioritise different pain management options at home. CYP receive support on different types
of pain management strategies tailored to their needs and pain levels and how to differentiate between
acute and chronic pain. Psychosocial treatment approaches are offered earlier, alongside medical
treatments, as a way to address the physical, emotional and social impacts of pain holistically, and these
are carefully explained to families. For instance, psychosocial approaches which improve communication
among family members and help CYP to build autonomy over how and when their pain is managed can
enable pain management and are facilitated by health services and the community/schools. Further
resources and training with information about pain and treatments tailored for families, which could

be provided by health and social care services, non-government organisations and/or community
organisations working together, could enable families to achieve their desired outcomes and to support
self-management of pain.

In the healthcare services, environment is where triage and pain assessment by healthcare professionals
occur which are fundamental steps for pain treatment and prevention. An effective triage system

is underpinned by a biopsychosocial assessment of chronic pain, including mapping the family’s
psychosocial as well as medical needs; prioritises pain relief and living well with pain; and triggers
appropriate action from different services. For instance, triage could trigger referral to appropriate
specialised services and multidisciplinary teams, and/or the mobilisation of schools, social care and
social services to evaluate the level of support the CYP and family require. Empathetic communication
by professionals is a core component of this approach, which is fundamental for building trust between
families and services. Healthcare professionals look holistically at the impact of pain on families’ lives
and listen to the expert knowledge of parents, seeing parents and children as true active agents in

the decision-making processes, while at the same time guiding and supporting parents in helping

their child to manage pain. The impact of treatments on family life and relationships, and vice versa,

is considered. When appropriate, services and healthcare professionals help families set expectations
regarding the possibility of a cure for the pain. The front-line staff, such as children’s nurses, are trained
to use simple interventions when appropriate to avoid repeated returns to services and referral fatigue.
Specifically, simple early interventions are the first option when appropriate. Families who need them
have access to suitable multidisciplinary teams (including, e.g. pain clinical specialists, nutritionists,
physiotherapists, psychologists, occupational therapists, social workers and social care workers, etc.)
according to their needs and underlying conditions. Accessibility of services is considered as part of the
pain management plan. The transition to adults’ services is done gradually and planned as part of the
pain management strategy.

To enable healthcare services to work efficiently as part of the system, the provision of training and
resources for healthcare professionals are needed. Training and resources are aimed at differentiating
chronic and acute pain and helping healthcare professionals to understand the impact of chronic pain
and any associated condition including an awareness and understanding of the importance of the
biopsychosocial approach.

In the community/school environment is where much self-management and pain prevention occur,

in addition to that which occurs in the home environment. Social support, which could include peer
support, for families and CYP is tailored according to the impact on their lives and mediated by social
care, social work or non-governmental organisations. School and work policies are in place to allow
adjustments to life in the community/schools allowing for pain prevention and management. For
example school policies facilitate a routine for CYP to prevent pain exacerbation including flexible
school hours and support for children to catch up on schoolwork. Work policies for parents of CYP with
chronic pain allow flexible work hours and remote work opportunities. To enable schools/community
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to work efficiently as part of the system, it is fundamental that resources and training are provided to
help staff at school and work to understand chronic pain and condition and how it can impact family life.
The community/school environment can provide or facilitate social support and help to create a sense
of belonging, which can help families to deal with the impacts of chronic pain on their family and social
life. Social support interventions and policies consider how families’ and CYP’s social groups understand
chronic pain and pain management, and whether CYP want to disclose their pain condition.

Managing pain is essential to enable families to live well; it is a priority and a combined effort involving
multiple systems, such as health services, schools, social care and social services. Proactive support for
families, for example via check-up phone calls or digital clinics, is in place to support families to manage
pain across all the different environments (health services, schools/community and at home).

Assessing our confidence in the review findings

We have presented summaries of the findings and descriptions of our assessments of confidence in
these findings in the Evidence Profile Tables which show the application of GRADE-CERQual to the key
descriptive synthesis findings. Appendices 7 and 8 are organised by topics, for example social support,
experiences of health services and care. There are 36 CERQual findings: 22 assessed as high confidence,
13 moderate, O low and 1 very low confidence.

Summary

We conducted a meta-ethnography synthesising data from 43 studies to reach new interpretations
presented in five third-order constructs, three lines of argument, a model of families navigating chronic
pain management and a new family-centred theory of CYP’s chronic pain and its management. We
assessed our confidence in our synthesised findings using GRADE-CERQual. See Chapter 5 for details
of the integration of our meta-ethnography findings with results from Cochrane intervention effects
reviews and see Chapter 6 for our discussion and conclusion.
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Chapter 5 Integration of meta-ethnography
findings with Cochrane intervention effects
reviews

Introduction

We integrated our synthesised qualitative findings with 14 recent Cochrane reviews of

intervention effectiveness focusing on children’s chronic pain, including those in preparation for
publication,?2-2846-5054154 Gjyen that our meta-ethnography identified several key impacts of a child’s
chronic pain of importance to families (i.e. pain impacts the whole family; pain has mainly negative
psychosocial impacts on all family members; children and their families desire, at least initially, a cure for
the pain), we focused this integration on whether the interventions included in these reviews had:

e focused on interventions for the whole family

measured whole family outcomes, such as family functioning
measured parental outcomes

measured sibling outcomes

measured child psychological/emotional outcomes

e measured child social outcomes

e measured absence of pain as an outcome.

We also wanted to know if certain under-represented subgroups of children with chronic pain and
parents were included:

e Children under 5 years old
e Children with learning disabilities or autism
e Children or parents of minority/non-white ethnic origin

As reflected in the meta-ethnography findings, pain is a biopsychosocial issue; therefore, we also
examined the programme theories (specifically, how the interventions were thought to work) to verify if
they took a biopsychosocial approach.

Results

Matrix analysis

The results of the matrix analysis (Table 7) show that, of the 14 reviews, no reviews focused on whole-
family interventions. Only one review focused on interventions for parents of children with chronic
iliness, and measured family functioning.?” Only two reviews (14%) measured parental outcomes - one
analysed parenting behaviours and parental mental health, including that of mothers and fathers,
although they did not perform a subgroup analysis by parental sex?” and the other planned to analyse
caregiver distress but none of the included studies reported this.?® None measured sibling outcomes.

All 14 Cochrane reviews specified that their inclusion criteria included study outcome measures of child
psychological/well-being outcomes such as quality of life, depression, anxiety, psychological functioning.
However, in five (36%) reviews,?224-2623 none of their included trials had analysed and reported these
outcomes. The inclusion criteria of only four (29%) reviews included measures of child social outcomes
including school attendance in three reviews,*47*° social functioning in three reviews*”485¢ and social
disruption in one review.*°
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TABLE 7 Matrix integrating meta-ethnography findings with Cochrane reviews of intervention effects

Cochrane
review

Abbott®

Anie#

Cooper?

Cooper?

Cooper?

Cooper??

de Bruijn?#

Eccleston®

Review inclusion criteria
include children under

5 years or with learning
disabilities (LD) or autism

No (inclusion criteria age
5-18 years, LD not stated)

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

No (inclusion criteria age
4-18 years but none under
5 years or with LD/autism
in included trials)

Yes, included children under
5 years in sample but none
with LD/autism in included
trials

Subgroup analyses
by participant
ethnic origin
planned/conducted

Not conducted

Planned but

insufficient studies

Not planned

Not planned

Not planned

Not planned

Not planned

Not planned

Outcomes assessed including absence of
pain measure (review inclusion criteria)

Pain (including absence of pain)

Pain status (not absence), coping strategies,
health services utilisation, health benefits
and general health

Pain intensity and relief (not absence), sleep

duration and quality, physical function, carer

impression of change, rescue analgesia,
treatment acceptability, adverse events

Pain relief (not absence), carer impression
of change, rescue analgesia, sleep duration
and quality, physical function, treatment
acceptability, adverse events

Pain relief (not absence), carer impression
of change, rescue analgesia, sleep duration
and quality, physical function, treatment
acceptability, adverse events

Pain relief (not absence), carer impression
of change, rescue analgesia, sleep duration
and quality, physical function, treatment
acceptability, adverse events

Treatment success, pain change (including
absence of pain), adverse events, defaeca-
tion pattern

Pain relief (not absence), carer impression
of change, rescue analgesia, sleep duration
and quality, physical function, treatment
acceptability, adverse events

Parental or
sibling outcomes

Whole family
interventions or
outcomes included in
review inclusion criteria inclusion criteria

No No
No No
No No
No No
No No
No No
No No
No No

included in review

Child psychological
or social outcomes
included in review

inclusion criteria

Quality of life and
social/psychological
functioning

Quality of life and mood

Quality of life but no
included trials measured
this

Quality of life but no
included trials measured
this

Quality of life but no
included trials measured
this

Quality of life but no
included trials measured
this

Quality of life, depres-
sion, anxiety, school
attendance

Quality of life but no
included trials measured
this
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TABLE 7 Matrix integrating meta-ethnography findings with Cochrane reviews of intervention effects (continued)

Cochrane
review

Fisher>*

Fisher®

Law?’

Martin#’

Nascimento
Leite?®

Newlove-
Delgado*®

Review inclusion criteria
include children under

5 years or with learning
disabilities (LD) or autism

All children (inclusion
criteria) but only mean age
provided. None with LD/
autism in included trials

All children (inclusion
criteria) but none under

5 years or with LD/autism
in included trials

All children (inclusion
criteria) but only mean age
provided. None with LD/
autism in included trials

No (inclusion criteria age
5-18 years, LD not stated)

No (inclusion criteria age
4-18 years), but none under
5 years or with LD/autism
included in eligible studies

No (inclusion criteria age
5-18 years, LD not stated)

Subgroup analyses
by participant
ethnic origin
planned/conducted

Not planned

Not planned

Not planned

Not planned

Not planned

Not planned

Whole family
interventions or
outcomes included in
review inclusion criteria

Outcomes assessed including absence of
pain measure (review inclusion criteria)

Pain intensity (including absence of pain), No
pain related disability, adverse events

Pain symptoms (including absence of pain), No
disability, treatment satisfaction, adverse
events

Child behaviour, child medical symptoms,
adverse events

Family functioning

Pain intensity, duration and frequency No
(including absence of pain)

Pain intensity (including absence of pain), No
disability, adverse events, fear avoidance,
physical activity level

Pain intensity, duration and frequency No
(including absence of pain), adverse events

Parental or
sibling outcomes
included in review
inclusion criteria

No

No

Parenting
behaviour, parent
mental health

No

Caregiver distress

No

Child psychological
or social outcomes
included in review

inclusion criteria

Depression and anxiety

Depression and anxiety

Child mental health
such as depression and
anxiety

Quality of life, social and
psychological function-
ing, school attendance

Quality of life, anxiety
and depression

Quality of life, social and
psychological function-
ing, school attendance
and social disruption
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INTEGRATION OF META-ETHNOGRAPHY FINDINGS WITH COCHRANE INTERVENTION EFFECTS REVIEWS

The inclusion criteria of eight (57%) reviews included pain outcome measures which measure absence of
pain, such as the Numerical Rating Scale, the Visual Analogue Scale, the Wong Baker FACES pain scale
and/or other pain rating scales.?”:2846-485054154 The inclusion criteria of six (43%) reviews did not include

a measure for absence of pain,?>2¢*° five of which were focused on the evaluation of pharmacological
therapies.??-2¢

Regarding under-represented subgroups of children, specifically children with autism or learning
disabilities and children under 5 years old, nine (64%) of the Cochrane reviews specified in their
inclusion criteria that all children up to the age of 18 years old with the pain diagnosis of interest were
eligible to be included in analyses.?2-27:49:54154 However, in all of those nine reviews, none of the eligible
trials had included children with learning disabilities/autism or aged under 5 years in their samples. The
inclusion criteria of five (36%) of the Cochrane reviews, four on recurrent abdominal pain*¢-44°° and

one on musculoskeletal pain,? focused only on school-aged children aged 4 or 5-18 years old and thus
excluded younger children. For the abdominal pain reviews, this was due to the use of diagnostic criteria
which do not apply to younger children. The inclusion criteria of eight (57%) reviews included children
under 5 years, but none of their included trials had participants under 5. The inclusion criteria of two
(14%) reviews specified in the protocol that children under 5 years were included but only the mean age
was provided in the reviews.?”>* Only one review*’ had planned to conduct subgroup analyses by ethnic
origin of participants, although there were insufficient data to permit this.

In summary, existing Cochrane intervention effects reviews on children’s chronic pain focused on the
psychological impact on CYP, but have not measured, or have been unable to measure, many of the
outcomes of importance to children and their families (e.g. the psychosocial impact on whole family).
Few have results relevant to children under 5 years old or children with learning disabilities or autism,
either because of the inclusion criteria of the review or the trials it synthesised. None of the studies had
data which inform outcomes for children or parents from different ethnic origins.

Analysis of evidence for the chosen intervention (programme theories)

Programme theories explain how an intervention is thought to work to achieve an outcome. However,
in all reviews, their sections about how the interventions might work to manage pain (described in some
reviews as the ‘mechanisms of action’) were brief and lacking in detail. None had a clearly discernible
biopsychosocial explanation of how the intervention(s) might work. Seven (57%) reviews exploring
pharmacological interventions??-264¢47 and one exploring dietary interventions for recurrent abdominal
pain®® described only the biomedical ‘mechanisms of action’ without consideration of the social and
personal contexts/factors affecting, for example medication adherence (Table 8).

In some reviews, it was difficult to discern how the interventions were thought to work and whether
they adopted a biopsychosocial or another approach. Biological (e.g. acting on physical mechanisms)
and psychological (e.g. influencing cognitions, coping) aspects were apparent in programme theories

in two reviews - one focusing on psychological therapies for sickle cell disease and pain*’ and one on
physical activity and education about physical activity for chronic musculoskeletal pain. Nevertheless,
both lacked detail or precise mechanisms:?4° Anie et al.** specified expected outcomes of interventions
rather than mechanisms and Nascimento Leite et al.?® stated only that the interventions affect physical
and psychological mechanisms (Table 8).

Four more reviews investigated psychological or psychosocial interventions only, and did not appear

to consider any biological mechanisms.?74854154 Two of these reviews, one focusing on psychological
therapies?” and one focusing on psychosocial interventions,* covered multiple types of interventions,
each with different programme theories. Abbott et al.s*® review included very brief descriptions of how
cognitive-behavioural therapy, hypnotherapy, guided imagery, yoga and written self-disclosure are
thought to work, all of which were described as mainly psychological in nature, except for family therapy,
which was social (in contrast to Law et al.'s*” description of family therapy as psychosocial). Law et al.’s?’
review also included separate programme theories for a variety of interventions including motivational
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TABLE 8 Evidence for chosen intervention within Cochrane reviews

Cochrane
review

Abbott®

Anie®

Cooper?

Cooper®

Cooper?®

Cooper??

de Bruijn?

on (programme theory)

Evidence for the chosen interv

‘Cognitive Behavioural Therapies aims to improve the child’s mental health

and coping strategies, specifically in helping them to understand the onset and
progress of their recurrent abdominal pain. It offers a strategy to help manage

it, along with anxiety management and specific behavioural techniques. Family
therapy seeks to alter environmental factors that might reinforce the child’s pain
behaviour within the family and to identify and treat factors that may precipitate
it. The mode of action for how hypnotherapy may help recurrent abdominal

pain is not completely understood and is likely to be from a combination of
effects on gastrointestinal motility, visceral sensitivity, psychological factors,
and direct effects within the central nervous system. Hypnotherapy and

guided imagery may bring about cognitive changes through directly influencing
cognitions, which helps to improve symptoms, or through influencing pain and
gut functioning, leading to a change in cognition. Most forms of yoga involve

a series of physical postures along with breathing and meditation techniques
that are intended to reduce anxiety, improve body tone, and increase feelings of
well-being. Written self-disclosure, a therapy in which the patient writes down
their thoughts and feelings about something deeply distressing, is hypothesised
to help with pain through a number of mechanisms, including changes in insight,
the creation of a story about emotional and painful experience, and adaptation
of habituation to emotional stimuli’ (p.10).

‘Cognitive behavioural therapy has been considered as adjuncts to routine
medical treatment for the management of sickle cell pain. These interventions
aimed to improve the ability of people with sickle cell disease to cope with their
pain, have shown encouraging results in children and adults, and with incorpo-
rated treatment manuals’ (p.10).

‘Different antiepileptic drugs have different mechanisms of action, not all of
which are well understood, especially in terms of how a given drug produces
pain relief in any particular individual with any particular chronic pain condition.
Antiepileptic drugs are thought to reduce the ability of the neuron to fire at high
frequency. The two standard explanations are enhanced gamma-aminobutyric
acid (GABA) inhibition (valproate, clonazepam), or a stabilising effect on neu-
ronal cell membranes, possibly by modulating ion channels. A third possibility is
action via N-methyl-D-aspartate (NMDA) receptor sites’ (p.7).

‘Opioid receptors are G-protein-coupled receptors and are located primarily in
the central nervous system. Once agonistic opioids have bound to the opioid
receptor, they produce intracellular effects throughout the coupled G-protein
that result in an inhibition of the nociceptive transmission. Activation results in
neural inhibition by decreasing the release of excitatory neurotransmitters from
the presynaptic terminals’ (p.3).

‘[The] mechanism of action for paracetamol remains uncertain. The main
proposed mechanism is the inhibition of cyclooxygenase (COX) enzymes
through metabolism by the peroxidase function of these isoenzymes. This
process results in inhibition of phenoxyl radical formation from a critical tyrosine
residue important for the cyclooxygenase activity of COX-1 and COX-2 and
prostaglandin synthesis’ (p.3).

‘Different antidepressant drugs have different mechanisms of action, thus pro-
ducing a variety of neurological effects and analgesic outcomes. Reinforcement
of the descending inhibitory pathways by increasing the amount of norepi-
nephrine (noradrenaline) and serotonin in the synaptic cleft at both supraspinal
and spinal levels is considered to be a major mechanism, as well as blockage of
sodium channels. Other suggested mechanisms include postsynaptic alpha-
adrenergic, H1-histaminergic and muscarinic cholinergic receptor-blocking
effects, and N-methyl-D-aspartate (NMDA) antagonism’ (p.8).

‘The exact mechanism of action of antidepressants, particularly for the
treatment of functional abdominal pain disorders in children and adolescents,

is poorly understood. These drugs work through their effect on prominent
monoaminergic neurotransmitters (serotonin, noradrenalin and dopamine) in the
central nervous system’ (p.5).
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Is the theory
biopsychosocial?

No (psychological or
social)

No (biopsychological
including cognitive-
behavioural therapy)

No (biomedical using
antiepileptic drugs)

No (biomedical using
opioids)

No (biomedical
using paracetamol;
acetaminophen)

No (biomedical - using
antidepressants)

No (biomedical - using
antidepressants)
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TABLE 8 Evidence for chosen intervention within Cochrane reviews (continued)

Cochrane
review

Evidence for the chosen intervention (programme theory)

Eccleston? ‘Damage to the peripheral nerves is followed by an inflammatory reaction
that relates to increased production of prostaglandins, amplifying sodium
currents and calcium influx in peripheral nociceptive neurons, and enhancing
neurotransmitter release in the central nervous system and depolarisation

of second-order nociceptive neurons. Preclinical data suggest an immune
pathogenesis of neuropathic pain, but clinical evidence of a central role of the
immune system is less clear. Non-steroidal anti-inflammatory drugs inhibit the
production of prostaglandins, and thus could lessen the peripheral and central
sensory hypersensitivity that occurs with nerve injury-associated inflamma-
tion’ (pp.8-9).

Fisher>* ‘Behavioural strategies include relaxation training, biofeedback, and behavioural
management programmes (e.g. teaching parents strategies to reinforce adaptive
behaviours such as school attendance). Cognitive strategies include hypnosis,
stress management, guided imagery, and cognitive coping skills. Cognitive
behavioural therapy programmes incorporate elements of both behavioural

and cognitive strategies. Parent interventions may include operant strategies,
communication strategies, or problem-solving skills. Problem-solving skills is
aimed at decreasing distress in parents of children with chronic pain by teaching
problem-solving skills, including steps to define a problem, generate possible
solutions, implement a solution, and then evaluate’ (p.8).

Fisher1% ‘Psychological therapies are used in paediatric pain practice to reduce pain
symptoms, disability, and negative mood associated with pain conditions, and to
modify social-environmental factors to enhance the child’s adaptive functioning’

(p.-8).

‘Cognitive behavioural therapy is founded in behavioural analysis and operant
theory, cognitive theory, and social learning theory. Associations between
cognitions, emotions, and behaviours are emphasized and are believed to
interact to influence desired outcomes. Thus, treatment is focused on altering
maladaptive social/environmental, behavioural, and cognitive factors in order
to reduce symptoms and prevent relapse. Family therapy is based on family
systems theory and emphasizes the role of the family context in an individual’s

Law?”

emotional functioning. There are several types of family therapy, including struc-

tural family therapy, strategic family therapy, and behavioural systems family
therapy. Treatment aims to alter maladaptive patterns of interaction within
the family in order to improve symptoms. Motivational interviewing focuses
on the patient’s motivation for and commitment to behaviour change. Specific
strategies include exploring and resolving ambivalence, rolling with resistance,
and eliciting and supporting the patient’s own arguments for change. A unique
feature of motivational interviewing is the focus on the patient’s own values
and goals, as opposed to imposing external values and strategies for change.

Multisystemic therapy is an intensive family- and community-based intervention

founded in the social ecological model, and family systems theory. Treatment
targets of multi-systemic therapy are broad and include the child, their family,
and broader systems such as the child’s school or medical team. Multi-systemic
therapy incorporates a wide range of intervention techniques based on the
individual needs of the child and family, including cognitive and behavioural
skills training, parent operant training, and family therapy. Problem-solving
therapy is based on the social-problem-solving model, which emphasizes the
role of constructive problem-solving attitudes and skills in fostering enhanced
social competence and reduced emotional distress. Specific problem-solving
skills are taught in sequential steps that typically include defining the problem,
generating alternative solutions, decision making, and solution implementation
and evaluation’ (p.9).

Martin®’ ‘Conventional analgesics have been proposed to work by interrupting

these abnormal physiological pain responses, which become pathological.
Antispamodics have been proposed to alter gut dysmotility, including pepper-
mint oil, which has antispasmodic actions. Serotonin (5-hydroxytryptamine)
agonists may relieve symptoms by causing vasoconstriction and stimulation of
the release of other vasoactive substances, thus inhibiting neurogenic inflamma-

tion; this has been found in migraine headaches’ (p.5).

Is the theory
biopsychosocial?

No [biomedical - using
non-steroidal anti-
inflammatory drugs
(NSAIDs)]

Yes (psychological
therapies including
behaviour manage-
ment and biofeedback)

No (psychosocial
- psychological
therapies)

No (psychosocial
- psychological
therapies)

No (biomedical -
pharmacological
interventions)
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TABLE 8 Evidence for chosen intervention within Cochrane reviews (continued)

Cochrane Is the theory

review Evidence for the chosen intervention (programme theory) biopsychosocial?

Nascimento  ‘There is evidence that exercise and physical activity act on physical and Yes (biopsychosocial

Leite?® psychological mechanisms to reduce pain and disability (e.g. fear avoidance - physical activity and
belief model). These may have influences at the cognitive level in terms of education)

reducing fear and anxiety related to pain and movement, and also build physical
strength and endurance’ (p.9).

Newlove- ‘Probiotic-based interventions containing living micro-organisms are thought No (biomedical -
Delgado*® to improve symptoms through restoring the gut’s microbial balance. It has also  dietary interventions)

been suggested that they might alter the intestinal inflammatory response in

the lining of the gut. Fibre-based interventions might be effective in children

with irritable bowel syndrome in particular, by modifying bowel habits and the

transit time through the gut, as well as by decreasing intracolonic pressure.

Alterations in diet, such as low FODMAP interventions, may work in irritable

bowel syndrome by reducing osmotic effects, fermentation and gas production,

hence decreasing distension and pain’ (p.7).

interviewing, which was described as having a psychological mechanism, and those described as
both social and psychological: cognitive-behavioural therapy, family therapy, multisystemic therapy,
problem-solving therapy and one review investigating psychological therapies appeared to describe a
psychosocial mechanism about which they gave little detail.*>

In summary, programme theories in Cochrane reviews of intervention effects on children’s chronic
pain were brief and lacking detail making it challenging to ascertain whether explanations were
biopsychosocial or not. Nor were there any considerations about feasibility, acceptability or
implementation as additional context to the programme theories.

Overall, our integration of findings has shown that outcomes measured in Cochrane reviews and trials
of interventions do not always match those of importance to children and families. In some cases,

this is possibly because of a lack of suitable measurement tools. We also found that a biopsychosocial
approach has been largely neglected in programme theories.
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Chapter 6 Discussion and conclusion

Introduction

Our meta-ethnography findings reveal the profound and adverse impacts of children’s chronic pain

on the child or young person, but importantly, also on their wider family including their relationships
and dynamics. Findings also highlight how the impacts of pain on CYP extend more broadly in society
beyond the family (e.g. the impact on the child’s education) and how families try to overcome these
impacts. Our findings highlight the diverse nature of the difficulties that families’ face in seeking and
obtaining help and support from health services to manage their child’s pain and its impacts. We

have reached new interpretations of the primary data resulting in three lines of argument (see Line of
argument 1: dominance of biomedical perspective in how children and families conceptualised chronic pain
and pain management; Line of argument 2: parents fundamental to effective pain management and Line of
argument 3: the journey of living with chronic pain), a model linking the lines of argument (see Linking the
lines of argument into a model: families navigating chronic pain management), and developed the family-
centred theory of CYP’s chronic pain and its management (see Family-centred theory of children and
young people’s chronic pain and its management and Figure 7). To our knowledge, we have developed the
first comprehensive family-centred theory of CYP’s chronic non-cancer pain and its management, using
a biopsychosocial perspective, which incorporates how children and families conceptualise pain, their
experiences of living with pain and how this impacts their use of pain management and health services.
The new theory also contains implications for design of ‘good’ pain management and services.

We set out to answer four questions in our meta-ethnography:

1. How do children with chronic pain and their families conceptualise chronic pain?

How do children with chronic pain and their families live with chronic pain?

3.  What do children with chronic pain and their families think of how health and social care services
respond to and manage their/their child’s chronic pain?

4.  What do children with chronic pain and their families conceptualise as ‘good’ chronic pain manage-
ment and what do they want to achieve from chronic pain management interventions and services?

N

In this chapter, we summarise the key findings for each question (from the third-order constructs

and lines of argument presented in Chapter 4), relate these to the wider literature and make
recommendations for policy and practice backed up by GRADE-CERQual assessments of confidence

in our synthesised findings. Implications for improving chronic pain management interventions and
services draw upon both our interpretative findings, team expertise, as well as implications identified by
the authors of included studies.

Review question 1. How do children with chronic pain and their families conceptualise

chronic pain?

Our findings (presented in our Line of argument 1: dominance of biomedical perspective in how children and
families conceptualised chronic pain and pain management) show that there is a difference in how CYP and
families conceptualised the impacts of pain versus its causes, and therefore, the role of health services
in managing the pain. CYP and their families expressed biopsychosocial (biological, psychological

and social) impacts of chronic pain on their lives, for all kinds of chronic pain. However, when there

was no identifiable or known medical cause of the pain, families initially tended to reject the idea of
psychosocial causes or influences (e.g. anxiety), because it challenged the legitimacy of the CYP’s pain

or suggested that pain was caused by parental shortcomings. For children whose pain was identified as
being caused by an underlying health condition, such as sickle cell disease, juvenile idiopathic arthritis
or cerebral palsy, families were less likely to consider psychosocial causes of, or influences on, pain.
Most CYP and parents tended to understand the cause of chronic pain as solely biomedical - having

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health
and Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaptation in any medium and for any purpose provided that it is properly attributed. See: https:/creativecommons.org/licenses/by/4.0/. For
attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.

73



74

DISCUSSION AND CONCLUSION

an underlying pathophysiological cause. This influenced their expectations of and interactions with
health services. However, families’ conceptualisations were dynamic and could change over time with
experiences of treatments, services and interactions with healthcare professionals. Thus, healthcare
professionals and targeted interventions could play an important role in managing family understandings
of pain and expectations of services.

It is important to highlight that the above conceptualisation stems mainly from research in the UK

and other high-income countries and their ethnic populations. Nonetheless, our included studies did
represent a fairly wide range of ethnic backgrounds. Families from other countries and ethnic and
cultural backgrounds may have very different conceptualisations to that described above. Furthermore,
menstrual pain may be conceptualised differently. Girls and young women, their families and healthcare
professionals may not at times perceive pain as a pathological/pathophysiological issue, for example
severe menstrual pain was perceived as ‘normal’ pain not requiring medical intervention.

Review question 2. How do children with chronic pain and their families live with

chronic pain?

The impacts of poorly managed, moderate and severe chronic pain on the child, their whole family and
their wider social connections and relationships were profound (described in Third-order construct 1: pain
organises the family system and the social realm). There were serious negative impacts of children’s chronic
pain on family systems. Pain affected family dynamics and relationships; family members’ emotions,
well-being, autonomy and sense of self-identity; parenting strategies; friendships and socialising;
children’s education and future employment prospects; and parental employment. Children and family
members experienced adverse physical/biological, psychological and social impacts of chronic pain. We
found that most pain management happened at home and in the community, for example at school, and
was supervised or implemented by parents, especially mothers who were often the main caregivers.
Thus, the demands of caregiving disproportionately affected women (mothers).

Even though there were many serious psychosocial impacts on families, there was very little support
provided by health and social care services or in the community (e.g. school health services) to address
these. Families needed greater family-centred psychosocial support, which could include social support
in the form of peer support. Children benefited from awareness about pain and its associated impact on
CYP within schools and school health services, for example some school policies and practices flexibly
supported CYP with chronic pain in self-care, while avoiding stigmatisation, and avoided negative
impacts of disruption to their education. Health providers, schools and families working together to
achieve outcomes valued by CYP and families is the basis of a ‘whole systems’ approach which, in turn,
is based on strong connections and communication.

Review question 3. What do children with chronic pain and their families think of how

health and social care services respond to and manage their/their child’s chronic pain?

A key challenge identified by CYP and families concerned their experiences of health systems and
individual health services as difficult to access and navigate, resulting in challenges to achieve
satisfactory pain management (as described in Third-order construct 2: families struggling to navigate
health services, and Line of argument 3: the journey of living with chronic pain). Families often entered a
lengthy cycle, which could last many years, of attending then reattending health services, and awaiting
referral to secondary or tertiary services for tests and/or treatment. In the meantime, pain was not
usually well managed, and families were left largely unsupported to find their own solutions. Being
referred to a pain clinic could ‘validate’ the pain (i.e. confirm it was a real illness), be a source of hope,
and emotional and practical support. One of the reasons for families’ difficulties in navigating services
was the lack of a clear care pathway for CYP with chronic pain.

Interactions with healthcare professionals were frequently negative and stressful. CYP and their

main caregivers, usually mothers, felt at times they were not being listened to and believed and thus
they felt unsupported. For instance, CYP’s experiences of living with pain were ignored or their pain
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was disbelieved, and mothers felt blamed for their child’s pain. Parents of younger children and of
children with communication difficulties perceived that their expertise in assessing their child’s pain
was not always recognised by healthcare professionals. Open, empathetic healthcare professional
communication could help CYP and their families to develop a trusting relationship with healthcare
professionals. Children and families wanted healthcare professionals to explore their experiences of the
impacts of chronic pain and their priorities for pain management.

Current tools to assess pain in CYP do not seem to incorporate parental assessment and advice
regarding children with special needs (e.g. non-verbal/unable to communicate), and there appear to be
no tools suitable for all CYP, tailored for chronic as opposed to acute pain. CYP may hide or minimise
their pain to avoid causing their parents’ distress which is likely to pose challenges for pain assessment.
Parents wanted healthcare professionals to recognise and make use of their parental expertise in
assessing and responding to their child’s pain, particularly for children who have communication
difficulties. CYP wanted healthcare professionals to use the child’s expertise and knowledge of their
pain, especially for those with underlying chronic conditions like sickle cell disease and juvenile
idiopathic arthritis. Family and child’s preferences, needs and lifestyle can have implications for pain
management and pain management can affect family life.

Our evidence suggests that a scattergun rather than a co-ordinated approach to treatment decisions was
common, with few children referred to specialist pain clinics when it was appropriate to do so. Many
CYP did not appear to be offered the full range of appropriate treatment options; hence, parents tended
to seek out one option after another in an unco-ordinated way that was not based on evidence of
potential appropriateness, benefits or potential harms. In the data, there was an apparent lack of use of
shared decision-making frameworks by healthcare professionals that could help them signpost families
to all the available and appropriate treatment options.

There are difficulties diagnosing certain types of chronic pain, especially for generalist healthcare
professionals, which would require diagnostic input from tertiary services. There is currently no pathway
for children’s chronic pain, including chronic pain of unknown cause, for CYP and families and healthcare
professionals to follow. Services were fragmented and some children who needed it waited a long time
to be referred to or access tertiary specialist pain services, even for pain conditions like CRPS, which
might benefit from early referral to such services. There was a lack of data regarding screening and
assessment tools for children’s chronic pain which could have facilitated triage of children, for example
to specialist services or use of primary care interventions, such as signposting families to educational
pain management resources.

Lastly, but importantly, CYP and their families, particularly CYP with sickle cell disease, experienced
racism and discrimination in health services. Children with chronic pain and learning disabilities, such
as Down syndrome, also encountered discrimination. Direct and indirect prejudice and discrimination
towards patients adversely affected the care they received and their pain management.

Review question 4. What do children with chronic pain, their families conceptualise as

‘good’ chronic pain management and what do they want to achieve from chronic pain
management interventions and services?

As described in Third-order construct 2: families struggling to navigate health services and line of argument 1
(see Line of argument 1: dominance of biomedical perspective in how children and families
conceptualised chronic pain and pain management), our findings indicate that because of the way
families initially conceptualised the cause of chronic pain as biomedical, they first approached
health services looking for medical treatment and/or cure and they usually rejected psychological
treatments or approaches. Families with diagnosed underlying health conditions (such as juvenile
idiopathic arthritis, sickle cell disease) which cause chronic pain also might not see the value of
psychosocial pain treatments, given the cause of pain is a disease. Families did want help with the
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psychosocial consequences of pain, such as parental distress, but did not think health services could
assist with that. This perceived medical focus for families and healthcare professionals could act as
a possible barrier to biopsychosocial care.

Families’ reluctance to accept there may be psychosocial influences on, or causes of, chronic pain (or
them not seeing the role of psychosocial support in managing pain) means healthcare professionals
need to carefully manage how and when they offer psychosocial support to avoid alienating them.
Healthcare professionals could play a role in sensitively explaining biopsychosocial explanations of

pain management to families - since these apply even when there is a biological cause - by building on
the family’s prior experiences of the biopsychosocial impacts and aspects of pain. However, when not
approached sensitively, children and their families can feel healthcare professionals do not believe their
pain is real and parents can feel they are being blamed for any social and psychological causes of pain.
Biopsychosocial approaches are important for all CYP and families managing pain whatever the cause of
their chronic pain. Parents and CYP highly value healthcare professionals who listen to and understand
the impact chronic pain has on them and their family life.

Families ideally wanted interventions that reduced or removed the pain; if that is not possible, then
strategies to help them live well with pain would be beneficial. Interventions that do not worsen the
impact on the whole family and its well-being would be more acceptable to families. Consequently, it
is important to tailor interventions to families’ preferences and needs so that they are not boring or
excessively time-consuming, not painful and have minimal side effects.

An important role for healthcare professionals is in managing families’ understanding of chronic pain and
expectations of pain management. Families needed clear communication about the purpose of any tests,
examinations and treatments and to have their expectations managed about the possibility of a cure
(which will be condition dependent) from the outset of their contact with health services. CYP needed
to have their pain managed while awaiting test results and diagnosis.

Existing health and social care service models are adult-orientated and not child-specific or child- and
family-centred. Biopsychosocial health and social care tailored for CYP, which is family-centred
considering needs of the entire family and the impact on the family system would potentially meet
families’ needs. Multidisciplinary care/treatment is currently recognised as the ‘gold standard’,*® but
there is limited availability and accessibility of specialist multidisciplinary pain management for children’s
complex pain problems.®! There is a lack of a clear clinical pathway or specialist condition-specific
pathways for particular pain conditions, for example juvenile idiopathic arthritis, headache.

Situation of the findings in relation to wider literature

Two qualitive evidence syntheses, published prior to conducting our meta-ethnography, had focused

on children’s experiences of living with juvenile idiopathic arthritis®’ and the impact of chronic pain on
adolescents’ interpersonal relationships.? Our findings concur with, but greatly extend, theirs which
found predominantly negative impacts on CYP’s self-identity, social participation and adolescents’
relationships.”®? Since we conducted our meta-ethnography, two new qualitative evidence syntheses

on children’s chronic pain have been published focusing on specific pain populations and topics: a
thematic synthesis of adolescents’ experiences of fluctuating pain in musculoskeletal disorders,*>> and an
aggregative synthesis of the experiences of children and young adults (up to 21 years) and their parents
of living with juvenile idiopathic arthritis.?>®* Khanom'*> found that pain flares restricted adolescents’
activities leading to them feeling isolated and different from peers. The fluctuating nature of the pain
was difficult for others to understand and adolescents tried strategies, including medical treatments,
social support and concealing the pain, to try to regain a feeling of control over the unpredictable
pain.’>> Min®¢ found adverse effects of juvenile idiopathic arthritis on young people’s emotional and
physical well-being and on their relationships with parents, teachers and healthcare professionals. Young
people and parents needed more self-management knowledge and skills.*>¢ A further mixed-methods
review synthesised three qualitative studies on the impact of pain on adolescents’ schooling found
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mainly negative impacts of pain on school functioning with a need for better pain management in
schools.'> However, these five syntheses had narrower focuses and populations and different aims from
our meta-ethnography. Their findings confirm but do not substantively add to ours and none produced

a theory. We developed a new mid-range theory of children’s chronic pain and its management (see
Family-centred theory of children and young people’s chronic pain and its management), which can be tested.
Consequently, our meta-ethnography still adds valuable, key knowledge to the growing literature, but on
a much wider range of chronic pain conditions and how they affect all aspects of the lives of CYP with
chronic pain and their families.

In our meta-ethnography, we found that families in high-income countries mainly conceptualised pain as
having a biomedical cause. This perceived medical focus can act as a possible barrier to biopsychosocial
care. Shortcomings in healthcare professional education, training and experience about chronic pain
could also contribute to the biomedical focus.23%'% However, families from other countries and ethnic
and cultural backgrounds may have very different conceptualisations. For example in Cameroon, families
often believed pain was caused by witchcraft or their ancestors,*’ in Jordan, many families believed

that pain is given by God and should not be treated,**” while in Morocco, pain was seen as a sign of
weakness.*° Furthermore, in our meta-ethnography, severe menstrual pain was perceived as ‘normal’
pain not requiring medical intervention. This finding originated from a single study, conducted in Hong
Kong; however, it is also supported by the UK and global literature on dysmenorrhoea.¢°

Our meta-ethnography indicates serious negative impacts of children’s chronic pain on family systems.
We have added to the scant knowledge of the impact of childhood chronic pain on the whole family
system.'®! Quantitative cross-sectional research® shows family dysfunction in children’s chronic

pain but cross-sectional research cannot indicate the direction of causal relationships. Notably, our
meta-ethnography shows that pain can cause family dysfunction and family-system-wide changes.
Family systems interventions for CYP with chronic pain could be beneficial for the whole family.14? The
demands of caregiving can have negative impacts on the whole family but also can contribute to gender
inequalities between women (mothers) and men (fathers); therefore, health and social care policies and
interventions should take care not compound this inequality by increasing the burden on women.¢3

Families lacked family-centred psychosocial support. The UK clinical SIGN guidelines on children’s chronic
pain do not emphasise that care should be holistic and family-centred, perhaps because it is based on

use of existing NHS services which are designed mainly to treat individual patients’ medical needs.t The
guidelines do specify that ‘early biopsychosocial assessment and psychological intervention should be
considered’® (p.12). While the SIGN guideline fits with some of the families’ needs we identified, there

is a lack of family-centred focus in the guideline as well as a lack of healthcare professionals with the
knowledge and expertise in chronic pain assessment and management.818:30158.164,165

In palliative end-of-life care (in the last weeks and months of life), the concept of ‘total pain’ is commonly
used, that is, pain is not just biological in cause but can be caused by emotional distress, existential
concerns and so on, and the physiological impacts cannot be separated out from the emotional and
social impacts of the pain; therefore, they need to be managed as connected.'%¢%” This concept of
total pain has not been applied to chronic pain that is not at end of life; it may be a useful concept
to facilitate biopsychosocial management of children’s chronic pain. Adopting a ‘total pain’ approach
to service delivery would help to knit together the biopsychosocial influences on and consequences
of pain.1¢1” A barrier to biopsychosocial approaches to managing pain is that health services also
largely still operate on a biomedical model of understanding, assessing and treating pain.® It is
accepted that healthcare professional chronic pain education urgently needs improving, for example
by adapting medical education curricula for undergraduates, postgraduates and qualified healthcare
prOfESSionaIS.8’18'30’31’164'165

The recent Lancet Commission identified the importance of healthcare professionals developing a
more detailed understanding of pain which provides an understanding of children’s experience of living
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with chronic pain.*® Denying a child’s subjective experience of pain is likely to result in child and family
distress. Children and families needed healthcare professionals to believe the child’s pain was real,
regardless of the (possible or actual) cause; this synthesis finding supports a key recommendation in the
Lancet Commission.!8

An important role for healthcare professionals is in managing families’ understanding of chronic pain
and expectations of pain management. Appropriate existing high-quality information resources for CYP
and families exist, such as leaflets, storybooks for CYP, peer support groups, online modules, websites,
for example ‘Kids In Pain’,*¢® ‘It Doesn’t Have To Hurt''®? websites.? In addition, healthcare professionals
could make greater use of shared decision-making frameworks (e.g. the MAGIC framework),’° alongside
appropriate clinical pathways, which could aid families to discuss and choose from all the available and
appropriate treatment options to facilitate better decision-making.

It is not clear if and how assessment tools specific to chronic as opposed to acute pain are used in
practice; there were no data on this in our included studies, nor that we can identify in the healthcare
professional literature. SIGN guidelines® recommend screening tools, for example the Paediatric Pain
Screening Tool (PPST),”* which are specifically for chronic pain, to identify those children at risk of
adverse outcomes. In addition, there are some other chronic pain paediatric assessment tools for
specific age groups, such as self-report questionnaires for adolescents and their parents’? and a
measure patient-reported pain behaviours for school-aged children.'”?

Current barriers to improving children’s pain management in the UK include the lack of education of
healthcare professionals in chronic pain and its management®183031.164165 and the lack of specialist pain
management services.® Furthermore, one of the reasons for families’ difficulties in navigating services

is the current lack of a clear care pathway for children with chronic pain. In the UK, only Scotland has a
clinical guideline for children’s chronic pain management;® the pathway it contains mainly describes how
services are currently organised rather than a step-by-step guide to pain assessment and treatment with
clear decision points for healthcare professionals and families. There is no NICE guideline for England,
Wales and Northern Ireland specifically for children’s chronic pain management.?” NICE guidelines

for sickle cell disease’* are not specific to children and the headache guideline'”* is only for over

12s; yet, children’s needs may differ from adults’ needs and younger children’s needs may differ from
those of older children. Other painful conditions such as juvenile idiopathic arthritis, dysmenorrhoea,
epidermolysis bullosa, Ehlers-Danlos syndrome and osteogenesis imperfecta have no NICE clinical
guideline, although some (e.g. dysmenorrhoea, juvenile idiopathic arthritis) have clinical summaries
which provide some guidance. Child-specific chronic pain clinical guidelines could draw on existing
guidelines®'” and robust synthesised evidence.?%4°

We found that CYP and their families, particularly CYP with sickle cell disease, experienced racial
prejudice and discrimination in health services. A possible alternative interpretation is that the
inadequate care of CYP of mainly African Caribbean origin was related to the widespread suboptimal
care of children with chronic pain in general rather than due to racism. However, in their recent
comment in The Lancet Commission, Inusa et al.'”¢ also identified inequalities in access to care for

CYP with sickle cell disease across various high- and low-income countries. Furthermore, an editorial
literature review in the Journal of Pain Research'’’” concluded that there was systemic racism in chronic
pain management, although in the US context. Children with chronic pain and learning disabilities, such
as Down syndrome, also encountered discrimination, a finding which is supported by the wider literature
on the poorer health care provided to people with learning disabilities.”®

Our new comprehensive theory goes beyond existing theories to inform design of chronic pain
management and services by adopting a family-centred, biopsychosocial, whole-systems approach.
In contrast, existing theories have either too wide a focus to derive clear testable hypotheses or too
narrow a focus, such as on the causes of pain, a developmental perspective concerning how children
understand their chronic pain,** a biopsychosocial approach to clinical assessment and management

NIHR Journals Library www.journalslibrary.nihr.ac.uk



DOI: 10.3310/UTPM7986 Health and Social Care Delivery Research 2024 Vol. 12 No. 17

of children’s chronic pain,*® or the role of parent and family factors in children’s chronic pain.7?8 The
implications for practice, described in Review question 1. How do children with chronic pain and their
families conceptualise chronic pain?, Review question 2. How do children with chronic pain and their families
live with chronic pain?, Review question 3. What do children with chronic pain and their families think of how
health and social care services respond to and manage their/their child’s chronic pain? and Review question 4.
What do children with chronic pain, their families conceptualise as ‘good’ chronic pain management and what
do they want to achieve from chronic pain management interventions and services?, and for future research
are summarised in Table 9.

Integration with Cochrane reviews

We integrated our synthesised findings with 14 relevant Cochrane intervention effects reviews. The
outcomes measured in trials of intervention effectiveness and systematic reviews of effects did not
always match those of importance to children and families; for instance, there is a need to measure
impacts of interventions on the whole family and absence of pain. In addition, a biopsychosocial
approach, which takes into account the full complexity of how interventions work, is required but has
been mainly neglected in intervention programme theories.

Patient-reported outcome measures

One of our study objectives was to help inform the selection and design of patient-reported outcome
measures for use in chronic pain studies. Since we started our meta-ethnography, a patient-reported
outcome consensus study was published based on survey data from mainly girls aged 12 years and older
recruited from tertiary pain and gastroenterology services in the USA.>! Drawing on a much wider range
of in-depth qualitative evidence from broader contexts and populations than their study, our findings
support and validate some of their final outcome domains including pain interference with daily living,
pain severity, overall well-being, physical functioning and emotional functioning. Additional outcomes
we have identified as important to children and families not found in their study are absence of pain; the
impact on family life, relationships and functioning; and the psychosocial impacts on family members
including parents/the main caregiver and siblings.

Equality, diversity and inclusion

Participant representation

Our sample of included studies specifically sought to represent diverse populations. However, we

were restricted by the available primary qualitative study publications in terms of the study population
characteristics and how inclusive the populations were. We identified and have described evidence gaps
and under-represented groups (see Included studies and Table 9). The views and experiences of boys, and
children under 10 years old with chronic pain, CYP with learning disabilities, fathers and siblings are less
well represented.

We have described our PPI recruitment strategy and engagement in detail (see Chapter 3). In short, for
our core PPI group, we successfully recruited CYP with different kinds of chronic pain ranging in ages
from 8 years old upwards and mothers of children with chronic pain, but we did not have any fathers
directly involved despite recruitment attempts. Group members came from England, Scotland and
Wales. We tried to recruit children and parents from a variety of ethnic backgrounds through third-
sector organisations but were unsuccessful. We also used social media and online surveys for wider PPI
engagement, which may have reached a more diverse group of children and families, but their feedback
was anonymous.
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TABLE 9 Implications of the meta-ethnography for practice and research

Implications for research

Broad area

Specific focus

Primary qualitative

in-depth studies to produce

conceptually rich findings
to explore

Development and
testing of family-centred
interventions

Outcomes
Implications for practice
Broad area

Pain management

Healthcare professional
training and education

Healthcare professional
communication

Clinical guidelines

Experiences and perceptions of under-researched populations:

children under 5 years old

children with learning disabilities and/or autism

common pain conditions such as abdominal pain, headache, musculoskeletal pain
rarer pain conditions such as Ehlers-Danlos syndrome, HIV/AIDS, osteogenesis
imperfecta

fathers of children with chronic pain

siblings of children with chronic pain

Families’ experiences of pain management and services:

experiences of pain assessment and treatment, such as pain management plans
perceptions and experiences of opioid use in children with chronic pain
experiences of social care services

a triage approach to make sure that CYP get the right care, at the right time, from the
right service

family-centred pain services

targeted interventions to manage family understandings of pain and expectations of
services

develop treatments that are more acceptable to families

family-centred outcomes should be included in future trials of chronic pain interventions

Specific focus - evidence suggests

The concept of ‘total pain’ could facilitate biopsychosocial pain management.
Family-centred psychosocial support is lacking.

Shared decision-making frameworks, alongside appropriate clinical pathways, that sign-
post to all the available and appropriate treatment options would be beneficial.
Families need tailored pain management plans to the family and child’s preferences,
needs and lifestyle.

Families want CYP’s pain and expectations to be managed while awaiting test results
and diagnosis.

Families prefer interventions tailored to their preferences and needs that are not boring
or excessively time-consuming, not painful and have minimal side effects.

Consider family systems interventions for children with chronic pain and their family.
Healthcare professionals could signpost families to appropriate existing high-quality
information resources, for example to provide basic pain education while waiting on a
diagnosis.

Chronic pain assessment and management education for undergraduates, postgraduates
and qualified healthcare professionals is currently inadequate.

Children and families want healthcare professionals to explore their experiences of the
impact of chronic pain and their priorities for pain management.

CYP and their families desire open, empathetic communication to help them to develop
a trusting relationship.

CYP and their families want healthcare professionals to seek to understand their experi-
ence of living with chronic pain.

Providing biopsychosocial explanations of pain management to families by building on
their prior experiences of the biopsychosocial impact and aspects of pain would benefit
families.

CYP and their families need healthcare professionals to clearly communicate the pur-
pose of any tests, examinations and treatments.

Families benefit from having their expectations managed realistically about the possibil-
ity of a cure (which will be condition dependent) from the outset of their contact with
health services.

There are no current child-specific chronic pain NICE clinical guidelines which might
improve families’ expectations and experiences of pain management.
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TABLE 9 Implications of the meta-ethnography for practice and research (continued)

Implications for practice

Broad area Specific focus

Chronic pain assessment There do not appear to be assessment tools specific to chronic pain suitable for all CYP.
and triage e Current tools to assess chronic pain in children, for example for children with special
needs do not incorporate parental pain assessment and advice.

e Children want healthcare professionals to use the child’s expertise and knowledge of
their pain.

e Parents want healthcare professionals to make use of their parental expertise in assess-
ing and responding to their child’s pain, particularly for children who have communica-
tion difficulties.

e Screening and assessment tools might assist with triage of children to different services.

Care pathway e Aclear clinical care pathway or specialist condition-specific pathways would make treat-
ment options and outcomes clearer.

Services e Families desire increased availability and accessibility of specialist multidisciplinary pain
management for children with complex pain problems.
o Families need accessible chronic pain services. Existing health and social care service
models are adult-orientated and not child-specific or child- and family-centred.

Prejudice and e Families identified direct and indirect prejudice and discrimination towards patients in
discrimination health systems including lack of education of healthcare professionals and inequitable
provision of services and impacts of policies.
e Health and social care policies and interventions might inadvertently exacerbate or
create inequality by increasing the care burden on women.

Reflections on our research team and wider involvement

Our core research team is made up of adults (all female) some of whom have lived experience of chronic
pain, which started in childhood or adulthood. Six team members are parents, some of whom have
children with long-term health and/or developmental conditions. Our meta-ethnography focuses on CYP
with chronic pain and their families; they were not part of the core research team but were members

of our PPI and advisory groups. Our core team has diversity in nationalities (Belgian, Brazilian, British,
French) and professional backgrounds in nursing children with chronic pain (JN), psychology (EF), health
psychology (AJ, LC), sociology (IU, RT), family therapy (LF) and physiotherapy with children with chronic
pain (MSB), children’s pain research (AJ, LC), occupational therapy (KT) and health services research (all).

As a result of our diverse backgrounds, there were some divergent views on aspects of the findings,
which for transparency we record here. Two team members with extensive expertise in children’s pain
research were uncomfortable with use of the term ‘cure’ in relation to chronic pain because for most
young people there is no cure for their chronic pain. Therefore, it might be more scientifically accurate
to use terms like ‘alleviate’ or ‘reduce’ pain. However, we retained the term ‘cure’ because it was used
by research participants in a large proportion of the included primary studies and refers to their focus
on absence rather than reduction of pain. There was also a difference in team members’ opinions about
whether we should refer to ‘potential racism and prejudice’ or ‘racism and prejudice’ in health services
because of difficulties in knowing whether poor treatment of CYP with chronic pain was related to their
protected characteristics. We decided to refer to ‘racism and prejudice’, given that included studies
reported racism and there is further supporting evidence in the wider literature, as reported above.

There was a range of experience and expertise across the research team including a new post-
doctoral researcher, early-career and mid-career researchers, as well as senior academics. In terms of
development opportunities, the junior member of the team was provided with mentorship from more
senior members; accessed institutional and external training, including writing workshops and a grant
writing development group; Cochrane systematic review training seminars including use of GRADE-
CERQual; and was supported to present at conferences and lead journal articles.
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Our wider team included a PAG including clinicians with pain expertise, a general practitioner,
physiotherapists, Scottish Government representatives, an academic expert in qualitative evidence
synthesis, voluntary sector representatives from patient organisations and a PPI group of parents and
CYP with chronic pain.

Patient and public involvement

We have described our approach to PPl and the impact it had in detail using the ACTIVE framework
to guide our reporting (see Chapter 3).1°* We believe ours is the first meta-ethnography to have
actively included patients and the public in every stage of the research from its inception through to
dissemination.'®! Including PPI in systematic reviews of intervention effects is more common, but the
extent of involvement has varied.#?

We engaged with our core PPI group using a variety of media and methods to engage them. The core
group remained involved throughout the entire project duration. We used e-mail, video calls, online
workshops, short online surveys and social media including a project Facebook group and a Twitter page.
The format of workshops and meetings was specifically designed to accommodate and engage CYP with
chronic pain, as described already (see Chapter 3). We innovated in the methods used to involve CYP
with chronic pain and their parents in our analysis and synthesis using visual methods, such as cartoons
and graphics, and used simple language to convey complex concepts. In our PPl materials, we used plain
English language suitable for children as young as 8 years old, showed ethnic and gender diversity in our
visual materials (e.g. cartoons of findings) and carried out video call briefings prior to any meetings or
workshops to explain what would happen. For wider PPl engagement beyond the group, we used social
media including online surveys, and relevant charities. We believe that many of our approaches could be
used as examples of good PPI practice for other researchers.

The impact of PPl is summarised briefly here. Our initial PPl engagement during grant development
confirmed the importance of the topic and review questions and informed our dissemination plan.
Our core PPI group agreed our final study inclusion criteria, contributed to study sampling decisions
(see Chapters 2 and 3) and furthered our understanding and interpretation of data, particularly in areas
of ambiguity or low clarity, such as the reasons why CYP might not communicate their pain verbally.
They also helped fill gaps in the data, for example around disengagement with NHS health services,
and brought experiences of pain conditions not represented in the included studies, such as Ehlers-
Danlos syndrome.

Our PPI group collaborated with us to design a short animation of findings for CYP and are helping

us disseminate via social media and support groups. In addition, a young person with chronic pain
co-produced and co-presented an oral presentation with us at the RCN Annual Research Conference in
Cardiff in 2022.

Strengths

The strengths of our meta-ethnography are we conducted a rigorous, systematic analytic synthesis
involving a team of eight core researchers from a range of disciplines including nursing, psychology,
sociology, physiotherapy and family therapy and a wider group of stakeholders including CYP with
chronic pain and their parents, healthcare professionals, academics and the third sector. We developed
novel insights and a new family-centred theory of children’s chronic pain and its management, which
has improved our understanding of how CYP with chronic pain and their families think about, live with
and experience chronic pain and what they need and want from services. No other qualitative evidence
synthesis on CYP’s chronic pain has looked at such wide-ranging data and ours is the first theory
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encompassing such diverse aspects and pain populations as well as having a family focus. The majority
(22 out 36, 61%) of our findings are high confidence as assessed using the GRADE-CERQual approach.
This is the first time that a qualitative evidence synthesis has been integrated with such a large number
(14) of Cochrane reviews of intervention effects.

Limitations

Evidence syntheses are reliant on the available evidence and its quality. We identified gaps in the
primary qualitative evidence base: there was a lack of conceptually rich UK and non-UK qualitative
studies focusing on common pain conditions like headache, recurrent abdominal pain, musculoskeletal
pain, dysmenorrhoea and earache and some rarer conditions like Ehlers-Danlos syndrome, osteogenesis
imperfecta and others. Certain populations of CYP were poorly represented, such as those with learning
disabilities; children under 5 years old with chronic pain, particularly babies and infants under 2 years old
and siblings of CYP with chronic pain. In included studies, the experiences of boys with chronic pain and
fathers were under-represented. Due to a lack of in-depth rich studies conducted in the UK, we included
studies from other countries whose health systems and cultures may differ. The data in included studies
came mainly from studies conducted in high-income countries, which could limit their transferability

to other populations and participant groups; their likely transferability to the decision-maker’s context
could be assessed by using the TRANSFER approach.® There was a lack of studies focused on
experiences and perceptions of treatments and services for chronic pain including social care services -
most were about living with pain. However, through understanding the impact of pain on families’ lives,
we have been able to make recommendations for improving services for pain management. There is a
need for improved reporting of participant characteristics and methods in primary qualitative studies.

One (3%) of our findings was very low confidence (none were low confidence), and 36% (13 out of 36)
were moderate confidence, as assessed using GRADE-CERQual. Additional evidence could increase

our confidence in those findings. The very low confidence finding was focusing on what CYP and
families value in pain management interventions. Moderate confidence findings focused on good things
resulting from the impact of chronic pain; the impact of pain on siblings; social network support; peer
support from others with chronic pain; transition to adult services; the impact of healthcare professional
communication style on families; the parental role in treatment adherence; children and their families
managing pain on their own; decisions of parents of children with neurological conditions regarding
finding a balance between managing pain and CYP joining in with family life; the impact of school
policies on the education of CYP with chronic pain; prejudice and discrimination in services and bullying
at school.

There are some limitations of our review process. We chose to focus only on CYP and families’
experiences and perceptions. We did not search for and synthesise data on healthcare professionals’
perceptions and experiences of assessing and managing pain. However, a Masters’ dissertation
supervised by EF synthesised the healthcare professional literature (personal communication - Scott
Gribbon, University of Stirling, September 2022) and a qualitative evidence synthesis for WHO
conducted by JN, EF and MSB also explored healthcare professional’s views have informed our
discussion section and conclusions (personal communication - Emma France, University of Stirling,
September 2020). However, further research into the attitudes, experiences of, and challenges for
healthcare professionals related to delivering children’s pain management is needed. We excluded
publications focusing on chronic cancer pain and end-of-life pain management and so the results may
not apply to those populations. We were unable to screen 17 publications by full text because they were
unavailable by our cut-off date due to libraries being closed when we carried out our original searches in
2020 during the COVID-19 pandemic. The closures particularly affected the availability of some books,
book chapters, PhD theses and older journal articles (pre 2006); consequently we may have missed a
small number of eligible publications.
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We recommend that the meta-ethnography is updated in the near future, for example late 2024, given
that there appears to have been a recent increase in the volume of relevant studies being published.
Our updated search found 33 of the 170 eligible studies - 19% of them - were published between
September 2020 and September 2022. In addition, there are under-represented populations, evidence
gaps and a large proportion (14 out of 36, 39%) of synthesised findings were assessed with GRADE-
CERQual as being very low (n = 1), or moderate confidence (n = 13).

Implications for practice

Health and social care systems for CYP’s chronic pain require modification to ensure that a more holistic
biopsychosocial approach to addressing pain in CYP is adopted which considers all family-centred health
and social care systems. Below are a set of questions that may help health service providers or managers
when implementing or planning for children’s chronic pain management services. These questions were
drawn from the findings.

1. Inyour service, how do healthcare professionals assess a child’s chronic pain? In addition to using
any formal assessment tools, do they make use of a child’s knowledge of their pain? Do they include
the main family caregiver’s expertise in assessing their child’s pain, particularly for children who
have communication difficulties?

2. Inyour service, how do healthcare professionals explore the potential underlying cause or causes of
a child’s chronic pain? Do they explore any underlying physical/biological, psychological and social
contexts?

3. Inyour service, how do healthcare professionals explore children and families’ experiences of the
physical/biological, psychological and social impacts of living with chronic pain on the whole family?

4. Inyour service, do healthcare professionals discuss priorities for chronic pain management with
the child and main family caregiver before developing a pain management plan? How do healthcare
professionals realistically and sensitively manage child and family expectations for treating or curing
the child’s pain? Consider that children and families might want and expect complete resolution of
chronic pain.

5. Inyour service, how do healthcare professionals check that children with chronic pain and their
families understand the purpose of each test, examination and/or treatment?

6. Inyour service, how do healthcare professionals explain chronic pain to children and their families?
To what extent do they adopt a comprehensive view to understanding chronic pain and its manage-
ment which considers physical/biological, psychological and social contexts and impacts?

7. Inyour service, do healthcare professionals have knowledge of, and access to, appropriate existing
chronic pain patient education resources? If so, do they direct children with chronic pain and their
families to these resources?

8. How often do children with chronic pain and their families repeatedly return to your service seeking
a diagnosis and/or better pain relief? How does your service deal with these children? What could
be done to better support these children to avoid repeated return visits to your service and ineffec-
tively managed pain?

9. Inyour service, do healthcare professionals have access to, and use, shared decision-making frame-
works, decision aids or decision support tools with children with chronic pain and their families that
indicate all the available and appropriate treatment options?

10. Inyour service, how confident are healthcare professionals in assessing, triaging and/or managing
children’s chronic pain? Consider what their training needs are to deal specifically with children with
chronic pain, their parents/guardians and their other family members. How does your service
provide staff with continuing professional development opportunities in chronic pain-specific
education?

11. For organisations that provide healthcare professional education and training, how much of your
curriculum focuses on children’s chronic pain assessment and management? Does any such
education and training address the biopsychosocial (biological, psychological and social) approach
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to treating chronic pain? Does it address how sex and ethnicity impact children’s experience and
reporting of chronic pain?

12. How does your service consider the impacts of chronic pain on the whole family and their needs?
For example through providing or signposting to family-centred psychosocial support such as family
counselling or family systems interventions, where available, and/or tailoring pain management
plans and interventions to the family and child’s preferences, needs and lifestyle. Consider the im-
pact on family life when planning chronic pain management strategies.

13. Has your service evaluated its provision of healthcare professional training about ensuring an inclu-
sive approach to meeting the diverse needs of CYP presenting with chronic pain and their families?
How has reflection on equalities affected the personalised approach to families using your service?

14. Does your staff team reflect the ethnic make-up of the local population?

15. How does your service include fathers in the chronic pain management plan, even if they are not
attending each clinical appointment?

16. How have children with chronic pain and their families been involved in shaping how your service is
run?

17. How accessible is your service to children with chronic pain and their families? Consider geograph-
ical location, awareness of your service among referrers and families, child and family communica-
tion and language needs and disabled access, for example.

18. For non-specialised health services, does your service have clear referral pathways to specialist
chronic pain services, where these are available? Where specialist services are not available, how
could your service support children with chronic pain and their families with current resources and
by utilising community resources, for example peer support, community groups, charities?

19. Does your service have a clear referral pathway to psychosocial (psychological and social) support,
such as family systems therapists or counselling, for children with chronic pain and their families?
Where such services are not available, how could your service support children and their families
with current resources and by utilising community resources, for example peer support, community
groups, charities?

Implications for future research

There are qualitative evidence gaps, which need addressing to inform improvements to policy and
practice. Future research should prioritise conducting further primary qualitative in-depth studies to
produce conceptually rich findings to address gaps in understanding the experiences and perceptions
of certain under-researched populations including children aged under 5 years old, children with
learning disabilities, boys and siblings and fathers of CYP with chronic pain. More high-quality research
is needed into CYP’s experiences of particular pain conditions such as headache, recurrent abdominal
pain, musculoskeletal pain, dysmenorrhoea and earache and some rarer conditions, as already described
(see Limitations). Furthermore, research is needed to explore aspects of families’ experiences of pain
treatment, such as pain management plans and experiences of pain assessment, and experiences of
social care services. There is a need for development and testing of a triage approach to make sure
that CYP get the right care, at the right time, from the right service. This could be on a spectrum from
simple first-line interventions that can be recommended at first contact with healthcare professionals,
to fast-track referral, to a holistic pain service if initial simple first-line interventions do not work. This
would mean that front-line healthcare professionals need additional training and access to new tools,
shared decision-making processes and child-centred care pathways and so on. There is a need for the
development and testing of family-centred interventions and services and to develop treatments that
are less onerous for, and more acceptable to, families based on our theory of good pain management.
Family-centred outcomes should be included in future in trials of chronic pain interventions. We found
little evidence from families who mentioned their views on, or experiences of, use of opioids; opioid use
in CYP remains controversial and requires further research. A qualitative evidence synthesis exploring
experiences of children’s chronic cancer pain is also required. Implications for research are summarised
in Table 9.
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Conclusions

A diverse body of qualitative evidence on CYP’s chronic pain was synthesised, pulling together different
types of chronic pain conditions to develop new findings including the novel family-centred theory of
children and young people’s chronic pain and its management. The evidence represents a range of family
members - but mainly CYP with chronic pain and their mothers - and CYP of different ages from both
the UK and a range of mainly high-income countries, with most evidence pertaining to adolescents.

Moderate or severe chronic pain has wide-ranging serious impacts on CYP and their families. Chronic
pain affected all aspects of an individual’s and a family’s functioning including their family life and
relationships, children’s education and future employment prospects, parental employment and
family members’ friendships and social lives. Families experienced difficulties in seeking and getting
help and support from health services to manage their child’s pain and its impacts. Families often
repeatedly attended health services to seek diagnosis and effective treatment. Most CYP and parents
understood the cause of chronic pain as solely biological which influenced their expectations of, and
interactions with, health services. Interactions with healthcare professionals were frequently negative
and stressful. CYP and parents felt their pain experiences were not listened to and believed, and thus
felt unsupported. Some parents perceived that healthcare professionals did not always recognise
their expertise in assessing their child’s pain. Particularly, CYP with sickle cell disease and children
with chronic pain and learning disabilities experienced prejudice and discrimination in health services.
Children’s chronic pain is frequently poorly managed and CYP are suffering suboptimal care. Current
services are still fragmented and difficult to navigate. There is no clear care pathway for children’s
chronic pain. Trials and reviews of intervention effects should incorporate outcomes of importance to
children and families including impacts on the whole family and absence of pain. The health and social
care systems for CYP’s chronic pain do not currently adopt a holistic systemic approach to addressing
pain in CYP which considers and integrates all biopsychosocial, family-centred health and social

care systems.
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Appendix 1 MEDLINE search strategy

© N A

10.
11.

12.

13.

14.

15.

16.

17.
18.
19.
20.
21.
22.
23.

24.

25.

26.

27.
28.

29.
30.
31.

Qualitative Research/or Interview/or Nursing Methodology Research/,

(ethnonursing or phenomenol* or emic or etic or hermeneutic* or heuristic* or semiotic* or theoret-
ical sampl*).ti,ab.,

(qualitative adj3 (study or research or method* or analysis or cod* or them* or interview* or ques-
tion*1 or data)).ti,ab.,

(thematic analysis or ethnological research or ethnograph* or life stor*).ti,ab.,

theme*1 adj2 (qualitative or analysis or coding or codes or grouping or identif*)).ti,ab.,

grounded adj2 (theor* or study or studies or research or analys?s)).mp.,

data adj1 saturat*).ti,ab.,

‘social construct™ or postmodern* or post-structural® or post structural® or poststructural* or post
modern* or post-modern* or feminis* or action research or cooperative inquir* or co operative
inquir* or co-operative inquir® or humanistic or existential or experiential).mp.,

(field adj (study or studies or research)).ti,ab.,

(human science or biographical method or participant observ*).ti,ab.,

((purpos™ adj4 sampl*) or (text* adj1 analysis) or (focus group* or observational method™* or ‘content
analysis’ or ‘narrative analysis’)).mp.,

(unstructured or open-ended or open ended or narratives or life world or life-world or conversation
analys?s or personal experience* or theoretical saturation).mp.,

((lived or life or patient or carer* or guardian* or parent* or mother* or father* or family*) adj2 (ac-
count or accounts or perspective* or interpretations or experience*)).ti,ab.,

((children* or adolescent*) adj2 (account or accounts or perspective* or interpretations or experienc-
es or experience)).ti,ab.,

or/1-14,

(adolescen* or preadolescen* or baby or babies or infan*2 or toddler* or preschool* or pre-school*
or child or children or childhood or girls or boys or kid or kids or juvenile or teen* or preteen* or
youth or youngster®).ti,ab.,

(pupil or pupils or school-aged or school pupil* or schoolchild* or paediatric* or pediatric*).ti,ab.,
exp child/or adolescent/or Parent-Child Relations/,

((carer* or caregiver* or family or families) and (child or children or young*)).ti,ab.,

(parent™1 or mother*1 or father*1 or daughter*1 or son or sons).ti,ab.,

or/16-20,

exp Chronic Pain/or exp Complex Regional Pain Syndromes/,

((chronic or longterm or long?term or persist* or sustain* or continued or continuous or recurr*) adj5
(pain* or cephalalgi* or ache or aches)).ti,ab.,

((chronic or longterm or long?term or persist* or sustain* or recurr* or frequent) adj5 (headache or
migraine or cramps or cramping)).ti,ab.,

(pain* adj3 (condition or conditions or disorder or disorders or iliness or illnesses or disease or dis-
eases or recurrent or debilitating or complex or long*)).ti,ab.,

(((chronic or long-term) adj3 (condition or conditions or disorder or disorders or illness or illnesses or
disease or diseases)) and pain*).ti,ab.,

(pain* adj3 (neuropathic or syndrome*)).ti,ab.,

(pain* and (sickle cell disease or arthritis or chronic pancreatitis or lupus or costochondritis or tietze
syndrome or ‘ehler’s’ or fibromyalgia or irritable bowel syndrome or ibs or reflex sympathetic dystro-
phy or non-cardiac chest pain or chronic fatigue syndrome or myalgic encephalomyelitis or ‘me/cfs’
or endometriosis or Dysmenorrhea or Inflammatory bowel disease or IBD)).ti,ab.,

exp Pain/and exp Chronic Disease/,

or/22-29,

15 and 21 and 30,

(
(
(
(
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Appendix 2 Development of third-order
constructs within pain condition groupings

he table shows development of synthesis from second-order constructs derived from
included studies to identifying common or unique second-order constructs and developing
third-order constructs.

Pain condition
grouping

Sickle cell
disease

Second-order constructs from included primary
studies (either the authors’ or the review
authors’)

Atkin24
e Mastery
e Engulfment

Atkin#
e Dynamic nature of coping

Dyson1e0
e Impact of social class (Young People)

Atkin?4
e Balance

Atkin#
e  Why me? Sense of difference
e Religion and coping

Atoui4®

e Maintaining sense of normalcy

e Downplaying pain and acceptance

e Defined and limited by pain

e Psychosocial and physical limitations

Atkint
e Embrace medical model

Atkin?

e Medical model and coping

e relationships with healthcare professionals

e healthcare professionals’ lack of knowledge
and ignorance

Renedo®?
e Body management and basic care needs
ignored

Being denied timely and adequate pain relief
Feeling out of place unwelcoming adult
wards

e Trying hard to stay out of hospital

Atkin#
e Healthcare professionals’ lack of knowledge
and ignorance

Renedo®?

e Trying hard to stay out of hospital

o Feeling out of place unwelcoming adult
wards

e Being denied timely and adequate pain relief

Common or unique

second-order constructs

from included studies
(Phase 5 translation)

e Mastery vs. engulf-
ment

e Making sense of sickle

cell disease pain

e Trying to be normal
e Sense of difference -
why me?

e Mistrust in medical
system

e Healthcare profession-
als lack of knowledge

(of sickle cell disease
pain)

e Inadequate pain relief

in hospitals

e Importance of health-

care professionals’
relationship

undermine self-care

Schools and hospitals

Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Control (perceived
control and perceived
lack of control) (CYP
and parents)

Trying to live a normal
life (CYP and parents)

Loss of faith and trust
in medical systems

Self-management
of painful episodes
(adolescents)
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Third-order constructs

Common or unique (interpreted by
Second-order constructs from included primary second-order constructs  review authors)
Pain condition studies (either the authors’ or the review from included studies (Phase 6 synthesising
grouping authors’) (Phase 5 translation) translations)
Dyson?©
e Field of clinic_School routines undermines
self-care
Atkint4 e Coping strategies - Coping strategies and
e Mastery effective vs. ineffective vulnerabilities (CYP
e Engulfment and parents)
e Balance
Atkin2>
e Guilt and coping
e Religion and coping
e Emotional coping strategies
e Social support
e Maintaining a sense of normalcy
e Dynamic nature of coping
e Medical model and coping
e Embrace medical model

Atoui'#®
e Psychosocial and physical limitations
e Downplaying pain and acceptance

Atkin1® e Schools undermine Unsafe and unprepared
e Disabling attitudes and discrimination self-care and learning  schools (CYP)
Atoui'4®

e School issues

Dyson?©

e Field of school - pain and condition under-
mines learning

e Habitus - Transforming fragile dispositions
through school policies

e Field of clinic - School routines undermine
self-care
Habitus - Lack of understanding
Capital - Being excluded from school and

peers
e Field of school - School lacks support
structure
Atkin? e Ambivalent family Ambivalent family
e Emotional coping strategies relationships relationships (CYP and
) e  Guilt of child/siblings parents)
Atouit®® o Role of parents as
e Family as a source of support and a source of carers and acceptance/
guilt resignation
Njifon4?

e Comportement des adultes - Adults behaviour

e Is the sick child a brother? (Le malade
est-il un frére?)*

e The children’s guilt (La culpabilité des
enfants)

o Agressivité dirigée contre le malade - Anger
and aggression directed at the sufferer

e Une peur qui ne cesse jamais - the
never-ending fear

e Du «on» a I'impact de la maladie sur le
groupe familial)*

e Loneliness and adults lack of interest (La
solitude et le manque d'intérét des adultes)*
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Common or unique

Second-order constructs from included primary second-order constructs

from included studies
(Phase 5 translation)

studies (either the authors’ or the review
authors’)

Pain condition
grouping

Unspecified
chronic pain

Atkin

e Peer relationships

e  Why me_sense of difference

e Disabling attitudes and discrimination

Atoui4®
e Psychosocial and physical limitations

Dyson?e0

e Habitus - The dilemma of disclosure

e Capital - Being excluded from school and
peers

e Habitus - Pressure to account for themselves
or to explain condition

e Field of school - Pain and condition under-
mines learning

e Habitus - Lack of understanding

Atoui4®
e Psychosocial and physical limitations
e Defined and limited by pain

Njifon!4?

e Death of the ill child and survival of the
iliness (Mort Du Malade and Survie De La
Maladie)

Atkint?®
e Disabling attitudes and discrimination

Atoui4®
e School issues
e Defined and limited by pain

Ambiguity of social
relationships

Disabling and psycho-
social effects of pain/
sickle cell disease

Racism and disabling
attitudes (in schools,
health services) (to-
wards young people)
Schools and hospitals
undermine self-care

Racism and disabling
attitudes

Dyson?© e Painis invisible and
e Field of school - School lacks support disbelieved (by health-
structure care professionals and

Habitus - Lack of understanding
Habitus - Transforming fragile dispositions
through school policies

e Habitus - The dilemma of disclosure

Renedo®?

e Being denied timely and adequate pain relief

e Body management and basic care needs
ignored

Atkin24
e Service provision, coping and racism

Nutkiewicz'4°

e (CYP perceive that) healthcare professionals
ignore young people lived experience of
chronic pain

e Holistic biopsychosocial care is what makes a
good doctor

Kanstrup®®

e Psychological approach helpful for Reframing
the experience of pain vs. a last-ditch
treatment

e Pain education component of ACT treatment
aids understanding chronic pain as biopsy-
chosocial

teachers) [Inefficient,
ineffective pain man-
agement (and inter-

feres with self-care)]

Biomedical perspective
of pain is a barrier to
effective treatment,
biopsychosocial per-
spective is a facilitator/
the need for holistic
biopsychosocial care
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Pain condition
grouping

Neurological
conditions

Common or unique

Second-order constructs from included primary second-order constructs

studies (either the authors’ or the review
authors’)

Carter®? °
e Dealing with uncertainty
e Expression of pain

Carter?®
e Learning to know without a rule book or
guide
e Developing a sense of knowing
Hunt!©
e A process of elimination - hypothesis testing
e Intuition
e Comparing with normal - knowing the child
e Inferring
Cartert?? °

e Making decisions managing pain

Carter?®
e Learning to endure and finding a balance .

Hunt!t°
e Clinical and ethical decision-making

Carter'? °
e Dealing with uncertainty

Carter'®?
e Learning to be a convincing advocate

Carter'?? °
e Dealing with uncertainty
e Expression of pain

Carter®

e Developing a sense of knowing

e Learning to know without a rule book or
guide

e Learning to be a convincing advocate

Huntt°
e Comparing with normal - knowing the child
e Management of pain

Castle' °
e Enlisting help

Hunt:20

Paying attention to parents and child
e Clinical and ethical decision-making
e |dentifying pain

Carter'” o
e Developing a sense of knowing

Castle'
e Enlisting help

Hunt!©

e Paying attention to parents and child
e Clinical and ethical decision-making
e Identifying pain

NIHR Journals Library www.journalslibrary.nihr.ac.uk

from included studies
(Phase 5 translation)

Parents become ex-
perts in assessing their
non-verbal child’s pain
Healthcare profession-
als do not know the
child-like parents do

Parents often have

to manage pain and
make difficult decisions
about this on their own
Healthcare profes-
sionals rarely witness
pain episodes, so can
distance themselves
from making the hard
decisions

Parents as advocate
for effective pain
management

Healthcare profession-
als do not know the
child-like parents do
Fragmented medical
systems are a barrier
for diagnosing pain and
pain management

Parents value health-
care professionals who
listen to them and
respect their expertise

Parents value health-
care professionals who
listen to them and
respect their expertise

Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Parent’s expert and
intuitive/subjective
knowledge of their
child’s pain

Parents managing pain
and making difficult
decisions about this
alone

Parents as healthcare
advocates

Visible diagnosis,
invisible child/pain

Healthcare profession-
als should believe the
pain is real/establishing
the legitimacy of the
pain

Parents value valida-
tion from healthcare
professionals
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Pain condition
grouping

Musculoskeletal
conditions

Second-order constructs from included primary
studies (either the authors’ or the review
authors’)

Carter??
e Learning to live with pain

Castle'#!

Fighting the pain

Being in pain

Looking ahead

Doing anything to get rid of the pain
Making sense of the pain

The experience of chronic pain
Doing anything to get rid of the pain

Khanom?'#?

e Daily life with pain
e Pre-flare period

e Pain flare period

Forgeron'4?
e Strategies to help young people to do well in
school

e Management strategies

Ahlqwist®”

o Positive aspects of treatment/physio pro-
gramme

Seeking information

Coaching from the physiotherapist
Gaining energy from pain-free moments
Mobilising their own resources
Management strategies

Forgeron#?

e Healthy is being normal

e Relating to peers and society interferes with
being normal
Struggling to be normal
Trying to be normal at school

Khanom?'?2
e 4Post-flare period

Ahlgwist®”
e Gaining energy from pain-free moments
e Mobilising their own resources

Management strategies

Ahlqwist®”
e Mobilising their own resources

Forgeron#?

e Relating to friends

e Relating to peers and society interferes with
being normal
Struggling to be normal
Trying to be normal at school

Common or unique

second-order constructs

from included studies
(Phase 5 translation)

Some children feel the
pain takes over their
lives, while others see
pain as just another
obstacle

Some are desperate
for a cure and would
try any treatment but
ended giving up the
fight

Finding equilibrium in
everyday life (with pain
management)

Pain management
strategies (including
pacing)

Developing awareness
(and being aware of
inherent capabilities)
Seeking information

Young people trying

to live a normal life
(which is challenged by
peers/school and pain/
restrictions)

Young people see
restrictions caused by
pain as unhealthy (pain
is not ‘normal’ and
healthy)

Frustration of young
people trying to suc-
ceed in school despite
missed schooling
Finding equilibrium in
everyday life (with pain
management/young
people)

Pain affects young
people’s relationship
with family members
Pain complicates
young people’s rela-
tionship with friends
Trying to live a normal
life (which is chal-
lenged by peers/school
and pain/restrictions)
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Children’s and parents’
varied experiences/
perceptions of pain

Young people’s
strategies to restore
‘control’ of daily life
and pain

Young people’s desire
to live a normal life
challenged by all
aspects associated
with chronic pain
(which causes feeling
of powerlessness and
frustration)

Pain affects social role
of young people (with
family, friends and
peers)
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Pain condition
grouping

Abdominal pain

Second-order constructs from included primary
studies (either the authors’ or the review
authors’)

Khanom?22
e 3Pain flare period
e 4Post-flare period

Ahlqwist®”
e Mobilising their own resources

Forgeron#?

e Dealing with the pain

e Healthy is being normal

e Relating to peers and society interferes with
being normal

e Struggling to be normal

Khanom?'%2
e 3Pain flare period

Ahlqwist®”
e Compliance with physiotherapy

Brodwall”®
e Desire for a specific diagnosis and discussion
with a professional

Smart’¢

e Beliefs about doctors

e Interactions with doctors
o Beliefs about the pain

Brodwall”®
e Desire for a specific diagnosis and discussion
with a professional

Smart’¢
e Interactions with doctors

Brodwall”®

e Desire for a specific diagnosis and discussion
with a professional

e Interpreting and handling the child’s pain

Smart’¢
e Beliefs about doctors
e Interactions with doctors

Smart’¢
e Beliefs about mothers
e Interactions with doctors

NIHR Journals Library www.journalslibrary.nihr.ac.uk

Common or unique
second-order constructs
from included studies
(Phase 5 translation)

e Young people see
restrictions caused by
pain as unhealthy (pain
is not ‘normal’ and
healthy)

e Identity crisis/issues
- stigma, lower self-
esteem, feel abnormal

e Stigma - feel stigma-
tised by acquaintanc-
es/strangers’ reactions
to and treatment of
them

e Paradox of CYP
viewing themselves as
different/abnormal but
not wanting to be seen
by others as different

e Negative spiral of
chronic pain

e Adherence/compliance
e Factors preventing par-

ents to seek psychoso-
cial support

Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Pain negatively
affects young people’s
self-identity (stigma,
lower self-esteem, feel
abnormal but want to
be treated as normal)

The complexity

of [accessing and
accepting] psychoso-
cial support [parents]

Importance of
diagnosis [for parents]

Parents’ interaction/
relationship with
healthcare profes-
sionals and desired
outcomes

Parents/mother (feel
like they) have to
recognise and manage
child’s pain (by using
intuition/sense of
knowing)



DOI: 10.3310/UTPM7986

Pain condition
grouping

Complex
regional pain
syndrome

Common or unique

Second-order constructs from included primary second-order constructs

studies (either the authors’ or the review
authors’)

Brodwall”
e Desire for a specific diagnosis and discussion
with a professional

Smart”¢

e Beliefs about doctors

e Beliefs about the pain

e Interactions with doctors

Brodwall” .
e Interpreting and handling the child’s pain

Smart’¢
o Beliefs about mothers .
e Interactions with doctors

Gaughan'# °
e Fear

e Parent distress

e Lack of control

e Family - community

e Disabled parenting

Jones#'?%0
e Adjusting to loss

Gaughan'# °
Lack of control

Disabled parenting

Family - community °
Schism in parenting

Parent distress

Searching

Fear .
Parent distress

Jones'?
e Adjusting to loss .
e Centrality of loss

Gaughan'# °
e Family - community
e Disabled parenting

Jones'?®

e Adjusting to loss .
Gaughan'# °
e Empowerment

e Disabled parenting °

e Re-admission

Jones!? .
e Adjusting to loss
e Centrality of loss

from included studies
(Phase 5 translation)

Mothers feeling judged
by healthcare pro-
fessionals (maternal
competence)

Child health is a moth-
er’s responsibility

Parental and child
suffering - CYP
experience loss, grief,
hopelessness; parents
also suffer

Parents perceive that
pain is controlling
whole family life
Chronic pain interferes
with coping, leading to
withdraw from activi-
ties and ‘new normal’
Unbalanced family
dynamics

Loss of identity (chil-
dren and carer)
Non-normative parent-
ing

Searching for informa-
tion to regain control
over parenting (some-
times created more
fear)

Parents’ dilemma of
disclosing condition/
social disbelief

The importance of par-
ents being understood
Children’s anticipation
of social loss

Factors affecting ad-
herence

Children wish to learn
how to cope better
with pain

Parents search
tirelessly for a cure.
Importance of adapting
parenting skills as a
treatment outcome
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Biomedical vs. psycho-
social orientation (of
parents)

Mothers feel
responsible for child’s
health and feel
judged by healthcare
professionals

Chronic pain makes the
future uncertain

Parent and child loss of
control

Importance of social
context

Important treatment
outcome
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Pain condition
grouping

Dysmenorrhoea

Epidermolysis
Bullosa

Headache

Second-order constructs from included primary
studies (either the authors’ or the review
authors’)

Jones!?°
e Adjusting to loss

Gaughan'#®
e Family - community

Wong?34
e Family
e Friends

Wong13
e Chinese medicine practitioners

Williams'2®
e Self as ‘burden’
e Talking about those with worse

Williams?2®

The importance of belonging

Self as ‘wrong’

Self as different

Special treatment

Negative treatment from others - visibility
and contagion

Lack of understanding regarding epidermoly-
sis bullosa

Control over physical activity

Coping with pain

Williams!22
e Expression of feelings as unacceptable

Williams?*23
e Helplessness

Helvig!#

Disengage and isolate self

Mind overload

Unsettling manifestations - physical
Unsettling manifestations - psychological
Maintaining control

Press on and endure the burden

NIHR Journals Library www.journalslibrary.nihr.ac.uk

Common or unique
second-order constructs
from included studies
(Phase 5 translation)

Children’s pursuit of
meaning

Protecting other family
members (grandpar-
ents)

Siblings needs
neglected

Embarrassment
associated with
menstruation (impairs
communication about
period pain) between
girls and family
Mothers assume
responsibility for their
child’s pain manage-
ment

Girls suffer unnec-
essary pain (without
effective pain relief)

Young people’s beliefs
on their own experi-
ences (causes feelings
of guilt)

Support from peers
with epidermolysis
bullosa (young people’s
views)

Self-identity (young
people)

Stigma (young people)
Young people gaining
a sense of choice by
prioritising physical
activity

Young people dealing
with feelings about/
managing condition

Describing pain is diffi-
cult for young people

Young people’s de-
pendence on mother

Uncontrolled pain
Unknown cause of
pain

Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)

N/A (no third-order
constructs could be
developed)
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Pain condition
grouping

Juvenile
idiopathic
arthritis

Common or unique

Second-order constructs from included primary second-order constructs

studies (either the authors’ or the review
authors’)

Britton®° °
e Cycles of parental grieving (chronic sorrow)

e Cyclical mastery of skills and self-perception

e Parent’s life greatly changed

Britton”?

e Unpredictable times of adversity

e Predictable times of distress

e Psychosocial impact neglected by healthcare
professionals

Waite-Jones'?®
e Emotional contagion
e Physical vulnerability and isolation

Cartwright!3t
e Burden of juvenile idiopathic arthritis
e Physical vulnerability and isolation

Guell**? °
e Facing diagnosis

Britton®®
e Family life greatly changed

Rosatto4
e Balance my node
e Complexity of a diagnosis

Britton”?

e Psychosocial impact of disease and manage-
ment is key
Family factors affecting physio adherence
Conflict over physio
Il child focus in home

Britton®® °
e Cyclical mastery of skills and self-perception

Guell**?
e Normalising abnormality
e Feeling healthy .

e Hiding illness

Cartwright*3t

e Physical vulnerability and isolation
e Acceptance and self-growth

e Striving to be a normal teenager

e Minimisation and distraction

from included studies
(Phase 5 translation)

Negative impact of
juvenile idiopathic ar-
thritis on child’s mental
health

Unrecognised negative
mental health impacts
and psychosocial
impacts on parents,
siblings and families

- unmet psychosocial
needs of families
Parental ongoing
grieving

Juvenile idiopathic
arthritis dominates and
strains family life and
changes family
dynamics

Emotional impact of
diagnosis on parents -
relief and fear
Psychosocial impacts
of prescribed treat-
ment - distress, con-
flict, uses family leisure
time

Impact on child’s
identity

Want to be a normal
children and young
person like peers
Acceptance and self-
growth

Coming to accept juve-
nile idiopathic arthritis
and come to terms
with it

CYP - disclosure vs.
concealment of juve-
nile idiopathic arthritis
(conflicting feelings
about disclosing)
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Negative psychosocial/
mental health impacts
of juvenile idiopathic
arthritis on whole
family (child, parents,
siblings)

Juvenile idiopathic
arthritis and its
management domi-
nates and strains family
life and changes family
dynamics

Impact on child’s
self-identity
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Third-order constructs
(interpreted by
review authors)

Common or unique

Second-order constructs from included primary second-order constructs

124

Pain condition
grouping

studies (either the authors’ or the review
authors’)

Britton®
e Feeling different

Rosatto4®
e Balance
e Establishing normalcy over time

Guell*3?

e Normalising abnormality
e Facing diagnosis

e Taking control

Waite-Jones!?¢
e Social comparison

Cartwright®3!
e Taking charge and overcoming limitations

from included studies
(Phase 5 translation)

Want to be normal
children and young
person like peers

CYP - disclosure vs.
concealment of juve-
nile idiopathic arthritis
(conflicting feelings
about disclosing)
Trying to achieve a
‘new normality’

Child and family try to
gain control over juve-
nile idiopathic arthritis
and pain

lliness management
(medical and parental)
dominates child’s life
(and body)

(Phase 6 synthesising
translations)

Trying to achieve a
‘new normality’

Mixed Cartert’ The importance of Medical encounters
conditions e The quest for a diagnosis and referral fatigue diagnosis - the importance
Professional judgement and disbelief Fighting for care/treat- of communication

L[]
e Professionals who believed the family
e Communication or ventriloquism

Carter't®
e |tdepends... some are OK

ment (parents)
Medical encounters
- the importance

of communication
(being listened to and
believed)

Families and healthcare

professionals mis-

aligned goals
Maciver”” Parents and young
e Healthcare struggling for support people’s disenchant-
e The pre-diagnosis phase ment with healthcare
e Pre-diagnosis - medical disbelief professionals and
e Pre-diagnosis phase - expectations services
e The pre-diagnosis phase - diagnosis Realising that curing
e Treatment - tertiary referral service pain pain might be an un-

clinic

Treatment - continuing disbelief

Treatment - wheelchairs and walking mis-

aligned goals

e Treatment - pain conveying difficult messag-
es to parents

e Treatment - being in hospital

NIHR Journals Library www.journalslibrary.nihr.ac.uk

realistic goal (parents
and young people)

Parents’ role as experts

questioned by profes-
sionals

Being treated based
on a biomedical model
when the pain is
biopsychosocial
Contradictory advice
from healthcare
professionals impacts
young people nega-
tively

Mothers perceive they
are blamed

(being listened to and
believed)
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Common or unique

Second-order constructs from included primary second-order constructs

from included studies
(Phase 5 translation)

Pain condition studies (either the authors’ or the review
grouping authors’)

Maciver’®

e Relationships with professionals (analyse
with Macivier”” - treatment - continuing
disbelief)

e Disenchantment (analyse with Macivier”” -
continuing disbelief)

e Practical and emotional support (analyse

with Macivier”” - treatment - tertiary referral

service pain clinic)

e Misaligned expectations (analyse with Ma-
civier’” - treatment - expectations)

e The inpatient pain management programme
experience (analyse with Macivier”” - treat-
ment - expectations)

e Practical and emotional support

Jordan3
e Diagnosis as proof of pain
e Fight for resources

Neville3¢

e Mistrust in the medical system
e Haunted by something missing
e The function of a diagnosis

Dell’Apit3®

e Wiping their hands clean

They don't believe me

Seeing is believing

Sometimes they are helpful, sometimes they
are not

If they can't see it, it is not there

The search for understanding

Guarded alliance living with scepticism
Pain is something that can’t be cured
Fears for the future

| must be dying

Suder#”
e Fabrication of symptoms

Baert!©?
e You're making it up
e The problem is problem with the mother

Sorensen'4®
e Healthcare professionals can’t explain pain
condition

Carter'® How CYP think about  Parents and young
e Getting on with it pain (young people people - loss of
. descriptions of pain) normality [or loss

Borghi'®* ) ) ) Pain affects/impacts  of a normal life and
° Usmg various alternatives for managing pain young people physical— Childhood]
Maciver” ly and emotionally
o Parenting - sadness Young people recog-
e Parenting - not being normal nise impact of pain on
e Parenting - normal childhoods and normal parents and siblings

families (and respond by hiding

their pain)

Maciver® Parents and young peo-
e Loss of normal parenting role ple - loss of normality
e Disrupted development MSB (analyse with Pain makes belonging to

Macivier’’_Parenting_Normal Childhoods a social group difficult

and normal families)
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APPENDIX 2

Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Common or unique
second-order constructs
from included studies
(Phase 5 translation)

Second-order constructs from included primary
studies (either the authors’ or the review
authors’)

Pain condition
grouping

Sorensen!4
e Relationship with family
e Disruption of social life

Dell'Apit3®
e Difficulties in living a normal life

Jordan®
e Not going back

Suder®#”
e Uphill climb to regain life
e Occupational loss

Baert!©?
e The problem is problem with the mother

Carter'?’

e Professional judgement and disbelief
e Professionals who believed the family
e Communication or ventriloquism

Maciver’”

e Treatment - the role of the psychologist
e Pre-diagnosis phase - expectations

e Pre-diagnosis - medical disbelief

e Treatment - being in hospital

Maciver’®

e Pain conveying difficult messages to parents
(analyse it together with Macivier”” - treat-
ment - the role of the psychologist)

Sorensen!4
e Healthcare professionals can’t explain pain
condition

Neville3¢
e The function of a diagnosis

Dell’Apits®
e They don't believe me

Maciver’”

e Parenting - developing adaptative responses
to the child’s distress
Parenting - being on call
Parenting - anger, depression and behaviour
problems

e Pre-diagnosis - parental responses searching
for information
Parenting - pacing and balance
Parenting - encouraging discouraging partici-
pation in activities

e Parenting - striking a happy balance

NIHR Journals Library www.journalslibrary.nihr.ac.uk

Altered relationships
with pain-free siblings
Strategies to cope/
manage pain moth-
ers perceive they are
blamed

Biomedical model
vs. biopsychosocial
(families and health-
care professionals)

Perception of psy-
chologist affects how
families experience
services

Non-normative
parenting

Parents have to man-
age their child’s behav-
iour and emotions (that
are affected by chronic
pain)

(Parents) searching for
information

Parents trying to
achieve quality of life
(pacing/balance)
Parenting roles
Gendered nature of
parental response to
child’s pain (and gender
inequality)

Parents experience of
chronic pain is based
on fear and anxiety,
which leads to being
on call
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Third-order constructs
(interpreted by

review authors)
(Phase 6 synthesising
translations)

Common or unique

Second-order constructs from included primary second-order constructs

from included studies
(Phase 5 translation)

studies (either the authors’ or the review
authors’)

Pain condition
grouping

e Parenting - non-normative, failed and dis-
rupted parenting
Parenting - complex parenting
Parenting - anger, depression and behaviour
problems
Parenting - marital tension
Parenting - loss of work

Macivers®

e Being on call (analyse with Macivier’’_Par-
enting_Being on call)

e Stepping back (analyse with Macivier””_Par-
enting_Complex parenting)

Jordan®
e Re-evaluation
e Containment

Carter!®
e No one’s pain’s the same, it's always there

Carter?’
e The quest for a diagnosis and referral fatigue

Suder®#”

e Being a survivor

e Pain becoming the main occupation
e Loss of independence

e Changes in self

Maciver””

e Parenting

e Parenting - impact on self-emotional and
practical consequences
Parenting - engulfment
Parenting - developing adaptative responses
to the child’s distress

e Parenting - dealing with the emotional im-
pact on the child

e Parenting - encouraging communication
(analyse together with Macivier’” - parenting
- dealing with the emotional impact on the
child)

e Parenting - being on call

e Parental - emotional consequences

e Parental - practical consequences

e Parenting - helplessness

e Parenting - living a restricted life

e Parenting - pacing and balance

e Parenting - striking a happy balance

e Parenting - uncertainty

e Parenting - not being able to plan for the

future

e Parenting - losing the opportunity to be
spontaneous

e Parenting - anger, depression and behaviour
problems

Pain affects/impacts
parents physically and
emotionally

Pain affects/impacts
young people physical-
ly and emotionally

Parents’ experience of
chronic pain is based
on fear and anxiety
which leads to being
on call

(Parental) Helplessness

Uncertainty and fear
of future (parents and
young people)

CYP and parental trau-
ma

Young people on living
with pain
Contradictory advice
from healthcare
professionals impacts
young people nega-
tively

Pain affects/impacts
parents and CYP physi-
cally and emotionally
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APPENDIX 2

Third-order constructs
Common or unique (interpreted by

Second-order constructs from included primary second-order constructs  review authors)
Pain condition studies (either the authors’ or the review from included studies (Phase 6 synthesising
grouping authors’) (Phase 5 translation) translations)

Macivers®

e Fearful responses from parents

e Being on call (analysed with Macivier#3873_
Parenting_Being on call)

e Parental efficacy (analysed together with
Macivier’’_Parenting_Helplessness)

Jordan®

e Helplessness

Jordan®

e Inlimbo

e  What's next

Sorensen'4¢

e Relationship with family

e Emotional responses

e Disruption of activities

e Decreased physical function

e Healthcare professionals can’t explain pain
condition

Suder#’

e Uncertainty of disease
e Unknown future
e Being a survivor

Neville
e Haunted by something missing

Carter't® Getting on with it (CYP Getting on with it (CYP
e Getting on with it and parents) and parents)

Suder¥”
e Push through the pain

Sorensen!4
e Finding different ways to cope

Baert©?
e Not everybody gets a healthy child

Carter18 e Pain identity N/A (no third-order

e No one’s pain’s the same, it's always there e Painis invisible constructs could be
133 e How CYP think about  developed)

I.30rgDh| ibi . pain (young people
escribing pain descriptions of pain)

Sorensen'4® e Owning their pain

e Pain descriptions

e School absences

Suder#’
e Make a picture that described your chronic
pain

e Pain identity
e |Invisible disease

Jordan??!
e An externally imposed lens on identity

Sorensen'4® e School adaptations can N/A (no third-order

e School absences positively affect young constructs could be
people’s quality of life  developed)

Baert'©? e Mothers longing for N/A (no third-order

e At leastit’s not cancer understanding and constructs could be
validation developed)

* indicates these themes do not focus on chronic pain and so were not analysed for the meta-ethnography but are
included in the table for completeness.
N/A, not applicable.
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Appendix 3 Questions asked during an online
patient and public involvement meeting to help
with sampling decisions

1.  What do you want to get out of the CHAMPION project? (You can choose more than one answer)
| want to make treatment better for young people living with pain

| want to help researchers learn new important information

| want to know more about young people living with pain

| want to be heard

| don't know

Other

Oogood

2. Lots of young people get certain types of pain like headaches or period pain, but we have few or no
studies in the UK about these illnesses. Do you think we should use studies from other countries,
even though their treatments and services might be different?

] No

] Maybe

] Yes

J I don't know

3. There are some rarer illnesses that can be painful like cystic fibrosis or lupus. We have no studies
in the UK about these illnesses. Do you think we should use studies from other countries, even
though their treatments and services might be different?

[J No

[J Maybe

L] Yes

] I don't know

4. We didn't find many UK studies answering the question: ‘what do young people and their families
want from services and treatments (NHS)’ Studies from other countries won't be talking about our
NHS, but they might have useful information on other types of treatments and services. Do you
think we should also include studies from other countries, even though they won't be talking about
our NHS?

] No

] Maybe

] Yes

J Idon’t know

5.  We rated each study as poor, good or excellent based on how well they helped us to answer our
questions. We were going to only include the excellent studies, but we wanted to ask you if you
think that we should also include the studies rated as good and poor.

[J Just include the excellent studies

[J Include the excellent and the good studies
L] Include all the UK studies

] I don't know

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health
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Appendix 4 Table of eligible studies
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[4%"

Ahlqwist®”

Ahola®4

Ajinkpang?®

A|i185

Allgood?e®

Asmussen®®

Country

Sweden

Canada

Ghana

USA

USA

USA

Recruitment
setting

Unclear

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Generate a substantive
theory, based on inter-
views with adolescents
with low back pain,
explaining how they
succeed in managing
their main concerns in
daily life.

Explore the topics

of discussion during
open-ended peer
mentoring sessions
between adolescents
and mentors living with
chronic illness

Explore the knowledge
of caregivers

Assess the feasibility

of a mindfulness-based
stress reduction (MBSR)
programme

Explore patient-reported
descriptions of the

pain experience among
adolescents and adults
living with CF

Investigated how otitis
media impacts the
day-to-day lives and
experiences of children
and their families

Participant details

12-18 years
n=14

8 females

6 males

Ethnic origin not
stated

12-17 years

No further infor-
mation extracted
from un-sampled
studies

2-14 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

Infant - 9 years
No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Musculoskeletal pain

Arthritis

Sickle cell disease

Mixed conditions

Cystic fibrosis

Otitis media

Data
collection

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Grounded
theory

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Swedish Association
of Registered
Physiotherapists
and Renee Eanders
Foundation

Canadian Institutes
of Health Research
Catalyst Grant, Pain
in Child Health,
J.S!s Early Research
Award

Not reported

National Center for
Complementary and
Integrative Health
and National Center
for Advancing
Translational
Sciences

Unfunded

SmithKline Beecham,
Henry J Kaiser
Family Foundation,
American Academy
of Pediatric’s Friends
of Children Fund
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Author
Atkin124

Atkin1?®

Atoui4®

UK

UK

Lebanon

Recruitment
setting

Health
professional
records

Health
professional
records

Paediatric
clinics

Examines how parents
cope with their caring
responsibilities

Provide a detailed
understanding of young
people’s experience

of living with these
conditions

Explore adolescents’
lived experience and
daily life with sickle cell
disease in Lebanon

Data
Participant details Chronic pain condition collection

Age of children not Sickle cell disease and Interview
reported thalassaemia

n=262

17 couples (child

has thalassaemia)

25 parents (8

couples) child has a

sickle cell disease

34 mothers
25 fathers

3 guardians
Ethnicity of
families:

11 Caribbean in
origin

1 Indian

1 Algerian

1 Nigerian

3 mixed ethnic
origin

Average age = 14.2 Sickle cell disease Interview
years

n=26

14 females, 12

males

Ethnicity: 19

‘African Caribbean’

6 ‘mixed’

1 ‘Indian Hindu’

12-17 years Sickle cell disease Interview
n=12

Ethnicity/

nationality:

6 Lebanese Muslim

6 Palestinian

Muslim

Data analysis

Not reported

Case
comparative

Thematic
analysis

Richness

Funder

NHS Executive

National Lottery

Not reported
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Author

Baert'%?

Bagge-
Petersen'®”

Barlow?8

Barlow?'®

Beneitez'?°

Beyer®!

USA, UK,
Belgium

Denmark

UK

UK

Spain

USA

Recruitment
setting

Paediatric
hospitals

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Explore parents’ views of
the meaning of injustice

Explores ethnograph-
ically the self-care
practices of children
affected by haemophilia
or juvenile idiopathic
arthritis in Denmark

Gain greater insight and
understanding into the
experience of parents in
terms of the stressors
encountered and the
resultant impact on
parental well-being

Gain insight and
understanding of the
needs and preferences
of children with juvenile
arthritis and their
parents

Gain knowledge about
adolescents’ social needs
living with juvenile
idiopathic arthritis,
particularly focused on
their friendships

Examine caregivers’

views of the effective-
ness of home comfort
for children with VOE

Participant details

9-20 years

n = 21 mothers of
14 females

7 males

Ethnicity: all white

7-17 years

No further infor-
mation extracted
from un-sampled
studies

8-15 years

No further infor-
mation extracted
from un-sampled
studies

8-15 years

No further infor-
mation extracted
from un-sampled
studies

11-18 years

No further infor-
mation extracted
from un-sampled
studies

5-19 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Mixed conditions

Mixed conditions

Arthritis

Arthritis

Arthritis

Sickle cell disease

Data
collection

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Interpretative
Phenomeno-
logical Analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

2

Not
assessed

Not
assessed

Funder

International
Association for the
Study of Pain grant

Center of
Telemedicine,
Copenhagen,
Center for Health
Technology
(CACHET

Not reported

NHS Executive

UOC PhD Doctoral
Fellowship

NINR

7 XIAN3ddV
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Author

Borghit%

Bradshaw!%?

Brandellit®

Brekke!??

Britton®?4

Brazil

Canada

Norway

UK

Recruitment
setting

Paediatric
hospital

Information
not extracted
from
un-sampled
studies

Recruited
from a larger
study

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Understanding the
experience of children
and adolescents under
palliative care when
managing pain daily

Evaluate the effective-
ness of the service in
reducing the impact of
pain in the lives of the
young patients

Explore the lived
experiences of parents
with self-identified
challenges with their
child’s pharmacological
and/or nonpharmacolog-
ical juvenile idiopathic
arthritis treatments

Investigate the course
of the child’s abdominal
pain, what may have
helped, how the family’s
situation had been
influenced and whether
they had any unmet
needs

Investigate families’
experiences and
perspectives

Participant details

6-17 years Mixed conditions
n=6

4 females

2 males

Ethnic origin not

stated

10-17 years

No further infor-
mation extracted
from un-sampled
studies

Unspecified

Juvenile idiopathic
arthritis

4-16 years
n=10

10 mothers
Ethnic origin not
stated

8-17 years Abdominal pain
No further infor-
mation extracted
from un-sampled

studies

7-8 or 11-13 years Arthritis
No further infor-

mation extracted

from un-sampled

studies

Chronic pain condition

Data
collection

Interview

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Thematic oral
history

Information not
extracted from
un-sampled
studies

Interpretative
phenomenolog-
ical analysis

Information not 1

extracted from
un-sampled
studies

Information not 1

extracted from
un-sampled
studies

Funder

Not reported

Not reported

IWK Health Centre,
Arthritis Society,
Maritime SPOR
Support Unit, Nova
Scotia Graduate
Scholarship,

Nova Scotia

Health Research
Foundation,
Dalhousie

Medical Research
Foundation, Canada
Foundation for
Innovation. Canadian
Institutes of Health
Research

Norwegian
Committee on
Research in General
Practice

Arthritis Research
Campaign
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9¢€T

Recruitment

setting

Participant details

Chronic pain condition

Data
collection

Data analysis

Richness

Funder

7 XIAN3ddV

Britton®® UK Juvenile To investigate the 7-8 or 11-13 years Arthritis Questionnaire, Ethnographic 2 Arthritis Research
arthritis clinic experiences of families n =27 diary and processes Campaign
who currently live with 9 children interview
a child with juvenile 14 parents
idiopathic arthritis 4 siblings
Ethnic origin not
stated
Britton”? UK Juvenile Explore and describe the 7-8 or 11-13 years Arthritis Interview and  Grounded 3 Arthritis Research
arthritis clinic experiences of families n =27 video diaries  theory Campaign
of children with juvenile 9 children
idiopathic arthritis 14 parents
4 siblings
Ethnic origin not
stated
Brodwall”® Norway Hospital Explore the experiences 5-15 years Abdominal pain Interview Content 2 Norwegian
of parents of children n=15 analysis Committee on
with chronic abdominal  parents Research in General
pain discharged from Ethnic origin not Practice
hospital without a stated
somatic explanation
Bruce®?® Canada Information ~ Understand the changes 13-18 years Sickle cell disease Information Information not Not Stollery Children’s
not extracted in QoL for adolescent No further infor- not extracted extracted from assessed Hospital Foundation,
from patients with sickle mation extracted from un- un-sampled Women and
un-sampled  cell disease a year after  from un-sampled sampled studies Children’s Health
studies transplant studies studies Research Institute
Burbage'?¢ USA Information  Educate and provide 7-18 years Arthritis Information Information not Not Not reported
not extracted support for families with  No further infor- not extracted extracted from  assessed
from a child who has juvenile  mation extracted from un- un-sampled
un-sampled idiopathic arthritis as from un-sampled sampled studies
studies well as assess parent studies studies
perceptions
Carter!® UK Paediatric Explore the way in 13-19 years Mixed conditions Focus group  Theoretical 3 Not reported
hospital which the experience of n=5 coding
chronic pain impacts on technique

the lives of young people
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Author

Carter???

Carter®'’

Carter?®?

Cartwright!3t

Castle't

UK

UK

UK

UK

Australia

Recruitment
setting

Paediatric
hospital

Unclear

Paediatric
hospital

Adolescent
arthritis clinic

Paediatric
hospital

Explore the ways

in which parents of
children with profound
special needs assess and
manage their children’s
pain

Explore, from the
children’s and families’
perspectives, the impact
of living with chronic
pain

Explore the frequency,
regularity and intensity
of parent-reported pain
episodes experienced
by children with PCIl and
their parents’ knowledge
and skills in assessing
their child’s pain

Explore adolescents’
experiences of living
with juvenile idiopathic
arthritis, with particular
focus on the process of
adjustment

Explore the experience
and impact of chronic
pain on the lives of
adolescents and young
adults with cerebral
palsy

Participant details

5-16 years
n=15

15 parents/carers

(12 families)

Ethnic origin not

stated

12-13 years
n=11

3 children

7 parents

1 sibling

Ethnic origin not

stated

2-16yearsn=28

8 mothers

Ethnic origin not

stated

13-17 years
n=10

7 females

3 males

Ethnic origin not
stated (except state
bias towards white

participants)

14-24 years
n==56

2 females

4 males

Ethnic origin not

stated

Chronic pain condition

Neurological
conditions

Mixed conditions

Neurological
conditions

Arthritis

Cerebral palsy

Data
collection

Interview

Interview and
journal

Interview and

Survey

Interview

Interview

Data analysis

Thematic
analysis

Thematic
analysis

Thematic
analysis

IPA

Richness

Phenomenology 2

Funder

Not reported

Nestlé Charitable
Scholarship

Not reported

Not reported

Not reported
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Author

Recruitment
setting

Participant details

Chronic pain condition

Data
collection

Data analysis

Richness

Funder

7 XIAN3ddV

Conboy'?” USA Information  Understand the expe- 13-22 years Endometriosis Information Information not 1 Not reported
not extracted riences of adolescents No further infor- not extracted extracted from
from involved in acupuncture  mation extracted from un- un-sampled
un-sampled  treatment from un-sampled sampled studies
studies studies studies
Constantinou'”® UK Information  Explore the health- 5-12 years Sickle cell disease Information Information not 1 Not reported
not extracted related quality of life No further infor- not extracted extracted from
from and health behaviours mation extracted from un- un-sampled
un-sampled  of children with sickle from un-sampled sampled studies
studies cell disease and healthy  studies studies
siblings
Corey'?? USA Information  To characterise parent 8-17 years Mixed conditions Information Information not Not American Pain
not extracted experiences during No further infor- not extracted extracted from assessed Society/Sharon S.
from a multidisciplinary mation extracted from un- un-sampled Keller Chronic Pain
un-sampled  exposure-based from un-sampled sampled studies Research Grant,
studies treatment for children studies studies Deborah Munroe
with chronic pain who Noonan Memorial
express high fear of Research Fund
pain and pain-related
disability
Cotton?® USA Information  Examine use of religious 5-12 years Sickle cell disease Information Information not Not National Institute
not extracted coping in children with No further infor- not extracted extracted from assessed of Child Health
from sickle cell disease mation extracted from un- un-sampled and Human
un-sampled from un-sampled sampled studies Development
studies studies studies
Cox20t UK Information  Explore how parental 11-25 years CRPS Information Information not 1 Not reported
not extracted dyads experience and No further infor- not extracted extracted from
from demonstrate resilience mation extracted from un- un-sampled
un-sampled  in response to parenting from un-sampled sampled studies
studies an adolescent with studies studies
complex regional pain
syndrome
Cunningham??  USA Information  Evaluate the feasibility 10-19 years Abdominal pain Information Information not 1 NIH grants
not extracted and acceptability of the  No further infor- not extracted extracted from
from Aim to Decrease Anxiety mation extracted from un- un-sampled
un-sampled  and Pain Treatment from un-sampled sampled studies
studies (ADAPT) studies studies
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Author

Cunningham?%®

Curtis?04

Dell’Api*s®

De Monte®>

De Moura?0¢

Dogan?’

USA

Germany

Canada

Australia

Brazil

Germany

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Paediatric
hospital

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Develop and refine

the Treatment and
Education Approach for
Childhood-onset Lupus
(TEACH) protocol

Develop a theory-
and-evidence-based
medication adherence
app to support children
and adolescents with
sickle cell disease

Develop an understand-
ing of the way in which
children with chronic
pain experienced,
assigned meaning and
described their inter-
actions with healthcare
professionals

Understand the
children’s perspective
on living with juvenile
idiopathic arthritis

Analyse the perceptions
of children and ado-
lescents about chronic
postsurgical pain

Gain further insight into
the mechanisms and
prerequisites for the
effectiveness of this
specialised aftercare
programme

Participant details

10-19 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

10-17 years
n=>5

3 girls

2 boys

Ethnic origin not
stated

8-16 years

No further infor-
mation extracted
from un-sampled
studies

8-15 years

No further infor-
mation extracted
from un-sampled
studies

9-16 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Childhood-onset
systemic lupus
erythematosus (cSLE)

Sickle cell disease

Mixed conditions

Arthritis

Inguinal
herniorrhaphy

Mixed conditions

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Interpretive
description

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

National Institutes
of Arthritis and
Musculoskeletal

and Skin Diseases,
Cincinnati Children’s
Research Foundation
Academic Research
Centers award

Charité

Not reported

Not reported

Not reported

German Innovation
Fund of The Federal
Joint Committee
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Author

Donovan?%

Donovan?®?

dos Santos?1©

Dysont3°©

Evans?!

Evans?12

USA

USA

Brazil

UK

USA

USA

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Support
groups,
counselling
centres and
clinics

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Understand the impact
of migraines on adoles-
cents’ social functioning
from multiple informants

Describe the experi-
ences of adolescents
with irritable bowel
syndrome (IBS)

Understand the
experiences of being a
teenager with sickle cell
disease

Examines the experi-
ences of young people
living with a sickle cell
disorder (sickle cell
disease) in schools in
England

Examine sex-specific
parent-child
relationships in the
development of chronic
pain in preadolescent
and adolescent children

Explore, the full range of
teens’ experiences with
the yoga programme

Participant details

12-17 years

No further infor-
mation extracted
from un-sampled
studies

13-17 years

No further infor-
mation extracted
from un-sampled
studies

Adolescents

5-25 years

n=232

Ethnicity:

24 Black African
15 Black Caribbean
1 British Asian
(Indian)

11-19 years

No further infor-
mation extracted
from un-sampled
studies

14-17 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Headache

Irritable bowel
syndrome

Sickle cell disease

Sickle cell disease

Mixed conditions

Irritable bowel
syndrome

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Thematic
analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

Eunice Kennedy
Shriver National
Institute of Child
Health and Human
Development

National Institute

of Diabetes and
Digestive and Kidney
Diseases

National Council
for Scientific and
Technological
Development

Not reported

NIMH Grant and
Mayday Fund

NCCAM grant,
Oppenheimer

Seed Grant for
Complementary,
Alternative and
Integrative Medicine,
UCLA Clinical and
Translational Science
Institute Grant and
UCLA Children’s
Discovery and
Innovation Institute

7 XIAN3ddV
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Author

Forgeron#?

Forgeron?*?

Gaughan'#

Gernet?'4

Ghio?®

Ghio?¢

Canada

Canada

USA

France

UK

UK

Recruitment
setting

Paediatric
pain clinic

Information
not extracted
from
un-sampled
studies

Paediatric
hospital

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Explore the self-
identified needs of
adolescents living with
chronic pain

Explore peer relation-
ships and, particularly,
close friendships of

adolescents with chronic

pain to understand and
identify factors that

affect these relationships

Describe the parents’
journey with their child
from initial incidence
of pain through the
labyrinth of treatment
options

Explore the emotional

representations of sickle
cell children followed up

at Bordeaux University
Hospital

Investigate the extent
to which adolescents’
illness beliefs could
be assessed using the
IPQ-R

Explore the coping goals

and related personal
models (cognitive and
emotional profiles)

of juvenile idiopathic
arthritis of both the
adolescents and their
parent

Participant details

13-17 years
n=6
Ethnicity: all
Caucasian

14-18 years

No further infor-
mation extracted
from un-sampled
studies

11-17 yearsn =13
8 mothers

5 fathers

Ethnic origin not
stated

7-15 years

No further infor-
mation extracted
from un-sampled
studies

11-16 years

No further infor-
mation extracted
from un-sampled
studies

11-16 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Musculoskeletal pain

Mixed conditions

Chronic regional pain

syndrome

Sickle cell disease

Arthritis

Arthritis

Data
collection

Focus groups
and interview

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Thematic
analysis

Information not
extracted from
un-sampled
studies

Content
analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

1

1

Funder

Rising Researcher
Support Award

Canadian Institute
of Health Research
Doctoral Fellowship,
IWK Ruby Blois
Scholarship and IWK
Grant

lan Katz Fund

Not reported

Arthritis Research
UK

Arthritis Research
UK National Institute
for Health Research
Manchester
Musculoskeletal
Biomedical Research
Unit Funding
Scheme
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Author
Gibler?”

Goldenberg?'®

Gomez-
Ramirez!®

Gordon?*?

Gorodzinsky??°

Gorodzinsky??!

USA

USA

Canada

Canada

USA

USA

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Refine the School
Anxiety Inventory

Utilise peers who have
learnt to self-manage
their own chronic pain
to assist patients with
social coping skills to
reduce isolation

Describes the pre-
dominant emotional
experiences reported

by parents of children
with juvenile idiopathic
arthritis in two Canadian
cities

Investigate how children
with IBD and their
families perceived their
school experiences in
Québec

Assesses treatment
provided at a multidis-
ciplinary chronic pain
clinic

The experiences of
youth with chronic pain
and their siblings, and
their perspectives on
how pain experiences
influence family
dynamics

Participant details

12-17 years

No further infor-
mation extracted
from un-sampled
studies

17 years

No further infor-
mation extracted
from un-sampled
studies

2-16 years

No further infor-
mation extracted
from un-sampled
studies

10-18 years

No further infor-
mation extracted
from un-sampled
studies

Not reported

for age. No

further information
extracted from

un-sampled studies

12-18 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Mixed conditions

Diffuse chronic body

pain

Arthritis

Irritable bowel
syndrome

Unspecified

Mixed conditions

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

University

of Cincinnati
Department of
Psychology Seeman-
Frakes Graduate
Student Research
grant

National Institute
of Child Health
and Human
Development

Canadian
Rheumatology
Association

Not reported

Not reported

Not reported

7 XIAN3ddV
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Author

Gremillion???

Guel|**2

Hackett??®

Haridasa?*

Heffernan?»

Helvigi#

USA

UK

UK

USA

Ireland

USA

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Self-help
organisation
and hospital

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Unclear

To better understand the
challenges experienced
by adolescents with
CPO, with a specific
focus on physical activity

Explores the everyday

life and coping of
children living with
juvenile arthritis

Gather in-depth qualita-
tive information on play
and leisure experiences
from junior school-aged
children with juvenile

idiopathic arthritis

Identify the perceptions
of children with sickle
cell disease in the school

environment

Explore beliefs about

and experiences of

worry and pain among
a purposeful sample of
adolescents with chronic

pain

Explored the experience
of living with migraines

in six adolescents

Participant details

13-17 years

No further infor-
mation extracted
from un-sampled
studies

7-16 years
n=4

Families

Ethnic origin not
stated

7-11years

No further infor-
mation extracted
from un-sampled
studies

6-10 years

No further infor-
mation extracted
from un-sampled
studies

12-17 years

No further infor-
mation extracted
from un-sampled
studies

Average age = 14
yearsnh =6

4 females

12-17 years
Ethnicity:

2 African
Americans

4 Caucasians

Chronic pain condition

Obesity

Arthritis

Arthritis

Sickle cell disease

Mixed conditions

Headache

Data
collection

Information
not extracted
from un-
sampled
studies

Observation

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview

Data analysis

Information not
extracted from
un-sampled
studies

Ethnography

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Not reported

Richness

Not
assessed

Not
assessed

2

2

Funder

Unfunded

Not reported

Arthritis Research
Campaign

Not reported

Not reported

Not reported
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Author

Hendry?%¢

Hilario??

Hollier??®

Hulgaard?*

Hulgaard?°

UK

Portugal

USA

Denmark

Denmark

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Explore the perceived

impact of disease-related
foot problems and foot

care in juvenile idio-

pathic arthritis from the
perspectives of patients,

parents, paediatric
rheumatologists and
health professionals

Explore children’s and
parents’ experience
of uncertainty and
perceptions of risk
resulting from chronic
pain in childhood

Assess acceptability
of a proposed guided
imagery therapy app
designed to treat
functional abdominal
pain disorders

Explore illness per-

ceptions of youth with
functional disorders and

their parents

Explore parents’ expe-

riences of challenges

related to their care for a
child receiving treatment
for functional disorders

Participant details

7 and 9 year old
No further infor-
mation extracted
from un-sampled
studies

7-17 years

No further infor-
mation extracted
from un-sampled
studies

7-12 years

No further infor-
mation extracted
from un-sampled
studies

11-15 years

No further infor-
mation extracted
from un-sampled
studies

11-16 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Arthritis

Sickle cell disease

Abdominal pain

Functional disorders

Functional disorders

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Richness

Information not 2

extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Not
assessed

Funder

Not reported

Fundacao para
a Ciénciaea
Tecnologia, |I.P

US National
Institutes of Health,
Texas Medical
Center Digestive
Diseases Center,
US Department of
Agriculture

Helsefonden,
Psychiatric Research
Fund

Helsefonden,
Psychiatric Research
Fund

7 XIAN3ddV
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Author

Huntt0

Hurtubise?3!

lliyasut4

Jacobson?®?

Jacobson?33

UK

Canada

Nigeria

USA

USA

Recruitment
setting

Neuro-
disability
centre,
charitable
trust and
paediatric
hospices

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Gain an understanding
of the context in which
pain occurs and of
issues that could affect
pain assessment and
management in this
group

Describe and compare
the treatment effects
and outcomes as
perceived by youth and
their parents enrolled in
intensive interdiscipli-
nary pain treatment or
multimodal treatment

Explore caregivers’
perceptions on
sociobehavioural and
environmental influ-
ences on hospitalisation
for pain and blood
transfusion of children
with sickle cell disease

Examine the content
validity of the Patient-
Reported Outcomes
Measurement
Information System
paediatric measures

Evaluate the overall
conceptual scope and
content validity, or fit,
of the PROMIS pain
domain framework

Participant details

Average age = 11

years
n=25

Parents
Children aged
2-18 years
Ethnic origin not
stated

12-18 years

No further infor-
mation extracted
from un-sampled
studies

3-11years

No further infor-
mation extracted
from un-sampled
studies

8-18 years

No further infor-
mation extracted
from un-sampled
studies

8-18 years

No further infor-
mation extracted
from un-sampled
studies

Data

Chronic pain condition collection

Neurological
impairment

Mixed conditions

Sickle cell disease

Mixed conditions

Mixed conditions

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Grounded
theory

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

1

Not
assessed

Not
assessed

Not
assessed

Funder

Not reported

Vanier Scholarship,
Canadian Child
Health Clinical
Scientist, Pain

in Child Health
programs

Unfunded

American Institutes
for Research and a

range of university

funding

American Institutes
for Research and a

range of university

funding
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Recruitment Data

Author setting i Participant details Chronic pain condition collection Data analysis Richness Funder

Jensen?#* USA Information  Identify commonalities  5-17 years Neurofibromatosis Information Information not 1 Neurofibromatosis
not extracted and differences in No further infor- type 1 not extracted extracted from Therapeutic
from symptom experiences mation extracted from un- un-sampled Acceleration
un-sampled  across age groups to from un-sampled sampled studies Program (NTAP)
studies better assist individuals  studies studies

to adjust to symptoms
across the lifespan

Jones?®® Australia Information  To assist occupational 8-18 years Arthritis Information Information not ? Not reported
not extracted therapists and other No further infor- not extracted extracted from
from healthcare professionals mation extracted from un- un-sampled
un-sampled  to facilitate children’s from un-sampled sampled studies
studies ability to live with studies studies

juvenile idiopathic
arthritis and participate
optimally in home
exercise programmes

Jones!? UK Social Explore the relative 14-25 years Chronic regional pain  Interview Thematic 3 Not reported
media and frequencies of hoped-for Average age =19  syndrome analysis
newsletters  and feared-for future years n = 50
selves, and how these 44 females
are expressed in the 5 males
future narratives of 1 not declared
adolescents with CRPS  Ethnic origin not
stated
Jones!?® UK NHS tertiary Explore how adolescents 12-22 years Mixed conditions Interview Thematic 2 Pain Relief
pain service  make sense of their Average age = 15.7 analysis Foundation
experience of chronic years
pain in the context of n=9
development 8 females
1 male
Ethnicity:
all White British
Jordan® UK Paediatric Investigate parental 13-18 years, n = 17 Mixed condition Focus group IPA 3 BUPA Foundation
rheumatol- experiences of caring parents
ogy and pain  for an adolescent with 11 mothers
management chronic pain 5 fathers
clinic 1 grandmother

Ethnic origin not
stated
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Jordan®

Jordan®?t

Joslin23¢

Kanstrup®®?

Kashikar-
Zuck?”

UK

UK

UK

Sweden

USA

Recruitment

setting

Pain Examine the specific
management experiences of what it is

centre like to be a father of an
adolescent with chronic
pain

Pain Examine how adoles-

management cents make sense of

centre their own development
in the context of living
with chronic pain

Information  Gain the opinions of

not extracted young people during
from their multidisciplinary

un-sampled  treatment for chronic

studies pain

Hospital pain Explore the lived

service experiences of young
people and parents with
regard to participating
in ACT for paediatric
chronic pain

Information  Obtain information

not extracted about the feasibility,

from safety and tolerability

un-sampled  of the 8-week (16

studies session) group-based FIT
Teens intervention for
adolescents with JFM
and gather impressions
of acceptability, format
and content

Participant details

11-18 years

n=6

fathers

Children were

3 females and 3
males

Ethnicity: all White
British

12-17 years
n=10

7 females

3 males

Ethnic origin not
stated

11-18 years

No further infor-
mation extracted
from un-sampled
studies

12-18 years
Average age = 16
years

n=8

4 adolescents
(female)

4 parents

Ethnic origin not
stated

12-18 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain cond

Mixed conditions

Mixed conditions

Chronic musculoskel-
etal pain

Unspecified chronic
pain

Juvenile fibromyalgia

Data
collection

Interview

Interview

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Data analysis

IPA

IPA

Information not
extracted from
un-sampled
studies

IPA

Information not
extracted from
un-sampled
studies

Funder

Unfunded

Royal United
Hospitals Bath NHS
Foundation Trust

Unfunded

Mayflower Charity
Foundation for
Children, Sven
Jerring Foundation,
Claes Groschinskys
Memorial
Foundation

National Institute
of Arthritis and
Musculoskeletal
and Skin Diseases,
Cincinnati Children’s
Hospital Medical
Center
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Khair238

Khanom?'??

Kroon Van
Diest?%

Kulandaivelu?*®

Lauridsen?**

UK

UK

USA

Canada

Denmark

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Paediatric
hospital

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Understanding self-
management of hae-
mophilia, from a child’s
perspective, in the 21st
century in the UK where
intensive prophylactic
therapy is given from
early childhood

Explore adolescents’
lived experience of pain
flares, including what
pain flares are, why
they occur, how they
are managed and what
lasting effects they have
on adolescents

Determine which cogni-
tive-behavioural therapy
treatment components
paediatric headache
patient stakeholders
would report to be most
helpful and essential

to reducing headache
frequency and related
disability

Examine the perspec-
tives of adolescents with
sickle cell disease, their
parents and healthcare
providers

Explore the physical,
psychological and social
consequences of a life
with non-specific spinal
pain among Danish
children

Participant details

4-16 years

No further infor-
mation extracted
from un-sampled
studies

13-17 years
n=10

8 females

2 males
Ethnicity:

9 White British
1 Asian British

13-17 years

No further infor-
mation extracted
from

12-19 years

No further infor-
mation extracted
from un-sampled
studies

9-12 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Haemophilia

Musculoskeletal pain

Headache

Sickle cell disease

Musculoskeletal pain

Data
collection

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

IPA

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Bayer HealthCare
Pharmaceuticals

Versus Arthritis
Grant

U.S. Department of
Health and Human
Services, National
Institutes of Health,
National Institute

of Diabetes and
Digestive and Kidney
Diseases

Not reported

Foundation of
Chiropractic
Research and Post
Graduate Education

7 XIAN3ddV



*payId 2q Isnw uoredlgnd ayy Jo |0 Y3 Pue Aleqr] s|eulnor YHIN - 224nos uolediignd ayy (s)Ioy3ne [euidLio Dj3 ay3 uounguye

104 */0'1/Aq/S9suadl| /310 SUOWWOdBALERID/:sdNY 935 “panqune Alsadoud si 3 jey) papiaoid asodund Aue Joy pue wnipaw Aue uj uoyeidepe pue uoronpoldal ‘uolnqusip

U3[eaH 404 8381S JO AIBI21I3S DU} AQ PaNSs] JBI3U0D SUIUOISSILILIOD B JO SIS} 33 JSpUN °[p 32 WIYDUEIE BJISAJIS AQ paonpoid Sem oM Siy | °[p 32 WIYdUelg eIRAIIS $20Z © IS1AdoD

‘asn pajduIsaun sywlad Yoym ‘@auadl| 0y A DD UOLINQUPY SUOWWOD) dALJERI) 33 JO SWI} 3y} Japun pajnquisip uonesignd ssaady uadQ Ue S| siyj "aied) [B1D0S pue

61

Law242

LaW243

LeZ44

Lee245

USA

USA

Canada

UK

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Inform adaptation of
Web-MAP for youth
with headache

Adapt problem-solving
skills training (PSST)
for parents of children
receiving intensive
pain rehabilitation and
evaluate treatment
feasibility, acceptability
and satisfaction

Describe parents’ experi-
ences with paediatric
chronic pain

Investigate patient
preferences, feasibility
and influence of several
time sampling strategies
in remote multidimen-
sional pain reporting

Participant details

10-16 years

No further infor-
mation extracted
from un-sampled
studies

14 years (mean)
No further infor-
mation extracted
from un-sampled
studies

12-17 years

No further infor-
mation extracted
from un-sampled
studies

7-16 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain cond

Headache

Idiopathic chronic
pain conditions

Mixed conditions

Arthritis

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis Richness

Information not Not
extracted from  assessed
un-sampled

studies

Information not Not
extracted from  assessed
un-sampled

studies

Information not Not
extracted from  assessed
un-sampled

studies

Information not 1
extracted from
un-sampled
studies

Funder

Seattle Children’s
Research Institute
Center for Child
Health Behavior

and Development,
National Institute

of Neurological
Disorders and Stroke

The Center for Child
Health, Behavior

and Development

of Seattle Children’s
Research |Eunice
Kennedy Shriver
National Institute

of Child Health and
Human Development
Institute

Women and
Children’s Hospital
Research Institute

National Institute
for Health Research
Biomedical Research
Centre Funding
Scheme National
Institute for

Health Research
Manchester
Biomedical Research
Centre

986/LINdLN/0TEE 0T :10d

LT 'ON TT IO\ $Z0T Y1easay A1aAlja( 34eD) [e120S pue y3jeaH



0sT

Data
Chronic pain condition collection

Recruitment

Author Data analysis Richness Funder

Participant details
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Leksell*1t

Lipstein?4

Maciver”’

Macivers®

Maciver’®

McDonagh?3¢

Sweden

setting

Information

not extracted

from
un-sampled
studies

USA Information

not extracted

from
un-sampled
studies

UK Paediatric
hospital

UK Paediatric
hospital

UK Paediatric
hospital

Social media
platforms

Ireland

Deepen knowledge of
how parents of children
diagnosed with juvenile
idiopathic arthritis
perceive the orofacial
manifestations of the
disease, its treatments
and their encounters
with dental care
providers

Compare factors
considered by parents
to those considered

by adolescents making
decisions about chronic
disease treatments

Examine parents’ expe-
riences pre-diagnosis
and their experiences of
accessing specialist pain
management services for
the child

Examining parents’
experiences of paediatric
chronic pain manage-
ment services in the UK

Examining parents’
experiences of paediatric
chronic pain manage-
ment services in the UK

Exploring the impacts
and experiences of
parents caring for a child
with DA

3-18 years

No further infor-
mation extracted
from un-sampled
studies

12-18 years

No further infor-
mation extracted
from un-sampled
studies

10-16 yearsn =12

10 mothers

2 fathers

Ethnic origin not
stated

10-16 years
n=12

10 mothers

2 fathers

Ethnic origin not
stated

10-16 years
n=12

10 mothers

2 fathers

Ethnic origin not
stated

7-15 years
n=10

10 mothers
Ethnic origin not
stated

Arthritis

Mixed conditions

Mixed conditions

Mixed conditions

Mixed conditions

Down'’s arthritis

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview

Interview

Interview

Interview

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Thematic
analysis

Thematic
analysis

Thematic
analysis

Interpretive
phenomenolog-
ical analysis

2

Not
assessed

Swedish Rheumatism
Association

Academic Paediatric
Association Young
Investigator Award

Not reported

Not reported

Not reported

Unfunded
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Recruitment Data
setting Participant details Chronic pain condition collection Data analysis Richness
McKinnon?* Australia Information  Explore the lived 9-18 years Cerebral palsy Information Information not 1 Australian
not extracted experiences of chronic No further infor- not extracted extracted from Government
from pain and dyskinesia mation extracted from un- un-sampled Research Training
un-sampled  through the unbiased from un-sampled sampled studies Program Scholarship,
studies lens of children and studies studies Centre for Research
adolescents with CP Excellence in
able to communicate Cerebral Palsy,
experiences by either Murdoch Children’s
verbalising or using AAC Research Institute,
Top-Up Scholarship
McKinnon?%> Australia Paediatric Explore the personal 9-18 years Cerebral palsy Interview Interpretive 2 The Research
hospital perspectives of caregiv- n =10 phenomenolog- Foundation,
ers regarding challenges 10 mothers ical analysis Murdoch Children’s
faced within everyday Ethnic origin not Research Institute,
pain management of stated Victorian
their children Governments
Operational
Infrastructure
Support Program
McNeill?48 Canada Information  Examine the experience 8.7 years average  Arthritis Information Information not Not Not reported
not extracted of fathers who have No further infor- not extracted extracted from  assessed
from a child with juvenile mation extracted from un- un-sampled
un-sampled  rheumatoid arthritis from un-sampled sampled studies
studies (JRA) studies studies
Meldrum?# USA Information  Understand the impact  8-18 years Mixed conditions Information Information not Not NIMH grant, Mayday
not extracted of chronic or recurrent No further infor- not extracted extracted from assessed Fund
from pain on children within ~ mation extracted from un- un-sampled
un-sampled  the context of their own from un-sampled sampled studies
studies lives and experiences studies studies
Meldrum?>° USA Information ~ Understand the impact  10-19 years Mixed conditions Information Information not Not NIMH grant. Mayday
not extracted of chronic or recurrent No further infor- not extracted extracted from assessed Fund
from pain on children within ~ mation extracted from un- un-sampled
un-sampled  the context of their own from un-sampled sampled studies
studies lives and experiences studies studies
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Recruitment Data

Author setting i Participant details Chronic pain condition collection Data analysis Richness Funder

Miles?>t UK Information  Explore how patient 13-21 years Sickle cell disease Information Information not 1 National Institute
not extracted expertise and patient No further infor- not extracted extracted from for Health Research
from involvement in their own mation extracted from un- un-sampled Health Services and
un-sampled  care works in practice from un-sampled sampled studies Delivery Research
studies for young people with studies studies Programme

sickle cell disease

Mitchell?>? USA Information  Assess how healthcare ~ 7-13 years Sickle cell disease Information Information not Not Not reported
not extracted service delivery and No further infor- not extracted extracted from  assessed
from other intervention strat- mation extracted from un- un-sampled
un-sampled  egies can be improved from un-sampled sampled studies
studies and optimised studies studies

Moulin?>® Switzerland Information  Explore how these 12-20 years Medically unexplained Information Information not Not Academic Society of
not extracted adolescents and their No further infor- symptoms not extracted extracted from assessed the Canton de Vaud
from parents experience the  mation extracted from un- un-sampled (Societe Academique
un-sampled  condition and its impact from un-sampled sampled studies Vaudoise)
studies on their daily lives studies studies

Moulin?*4 Switzerland Information  Understand the 14-19 years Medically unexplained Information Information not 2 Academic Society of
not extracted experiences with, and No further infor- symptoms not extracted extracted from the Canton de Vaud
from perceptions of, the mation extracted from un- un-sampled (Societe Academique
un-sampled  healthcare of adoles- from un-sampled sampled studies Vaudoise)
studies cents who have MUS studies studies

and their parents

Neto?>> Portugal Information  Explore the views of 10-19 years Musculoskeletal pain  Information Information not Not Not reported
not extracted adolescents with chronic No further infor- not extracted extracted from  assessed
from idiopathic neck pain mation extracted from un- un-sampled
un-sampled  towards an intervention  from un-sampled sampled studies
studies consisting of pain neu-  studies studies

roscience education and
exercise administered in
the school setting

Neville3¢ Canada Paediatric Investigate how 10-18 years Mixed conditions Interview Thematic 3 Not reported
Pain Clinic diagnostic uncertainty n=237 analysis

is experienced by both 20 children

youth with chronic pain 17 mothers

and their parents Ethnicity: 18 white
(Caucasian)
1 Latin American
1 Not stated
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Newton?>¢

Nguyen?’

Nicholas?%®

Nieto®?

Nieto2©

USA

Switzerland

Canada

Spain

Spain

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Understand the
health-related quality
of life and symptomatic
experience of UC

Develop a new PRO
that meets scientific and
regulatory standards for
instrument development
and can be used as

a primary end point

to assess change in
dysmenorrhoea severity
overtime in clinical trials

Develop an evaluative
disease-specific measure
of quality of life in
paediatric IBD

Test the feasibility of

an online intervention
(DAR-Web) for

children with functional
abdominal pain and their
families

Exploration of the
effects of DARWeb on
different outcomes (i.e.
abdominal pain severity,
disability and quality

of life), from the point
of view of the different
actors involved (parents
and children)

Participant details

12-17 years

No further infor-
mation extracted
from un-sampled
studies

14-17 years

No further infor-
mation extracted
from un-sampled
studies

7-19 years

No further infor-
mation extracted
from un-sampled
studies

9-15 years

No further infor-
mation extracted
from un-sampled
studies

9-15 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Ulcerative colitis

Dysmenorrhoea

Irritable bowel
syndrome

Abdominal pain

Abdominal pain

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis Richness

Information not Not
extracted from  assessed
un-sampled

studies

Information not 1
extracted from
un-sampled
studies

Information not Not
extracted from  assessed
un-sampled

studies

Information not Not
extracted from  assessed
un-sampled

studies

Information not Not
extracted from  assessed
un-sampled

studies

Eli Lilly and Company

Not reported

Not reported

Fundacié La
Caixa Ministerio
de Economiay
Competitivad

Fundacié La
Caixa (Recercaixa,
2012-2013),
Ministerio de
Economiay
Competitivad
(Spanish
Government)
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Author

Nieto?*!

Nieto??

Nilsson?3

Nilsson?¢*

Njifon4?

Nkhoma?¢®

Spain

Spain

Sweden

Sweden

Cameroon

Malawi

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Research
presentation

Information
not extracted
from
un-sampled
studies

Evaluate post-treatment
efficacy of DARWeb
(online psychosocial
intervention for children
with functional abdomi-
nal pain)

Learn about the specific
experiences of families
(parents and children)
with a child with FAP
from their point of view

Deepen our under-
standing of adolescents’
experiences of living
with TMD pain

Explore adolescents’
explanations of

TMD pain, their pain
management strategies
and treatment-seeking
behaviour

Focuses on how a
brother and sister
without sickle cell
disease experience
their brother’s illness
on a daily basis and the
influence of this disease
on family dynamics

Explore stakeholders’
perspectives and
experiences on pain
self-management for
adolescents living with
HIV and chronic pain in
Malawi

Participant details

9-15 years

No further infor-
mation extracted
from un-sampled
studies

9-15 years

No further infor-
mation extracted
from un-sampled
studies

16-19 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

9-16 years
n=2
Siblings
Ethnicity:
Black African

10-17 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Abdominal pain

Abdominal pain

Temporomandibular
disorder

Musculoskeletal pain

Sickle cell disease

HIV/AIDS

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview
Drawings

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Thematic
analysis and
analysis of
drawings

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

Fundacié La
Caixa Ministerio
de Economiay
Competitividad

Fundacié La
Caixa Ministerio
de Economiay
Competitividad

Public Dental Service
of Ostergétland,
Swedish dental
societies, Malmo
University

Swedish dental
societies Malmo
University

Not reported

King's College

London Faculty
Challenge Fund
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Author

Nsangou?%¢

Nutkiewicz!4°

O’ Donnell?¢”

Ostojic2¢®

O’Sullivan2¢?

France

USA

UK

Australia

Ireland

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Paediatric
Pain Clinic

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from un-
sampled
studies

Better understand the
impact of the disease on
body image by linking
the illness with what the
child says and knows
about it

Examines the com-
munication between
paediatric pain patients
and their doctor

Explore the experiences
of young people with
chronic oral ulcers
attending the paediatric
oral medicine clinicin a
UK Dental Hospital

Investigate the accepta-
bility and feasibility of
biofeedback-assisted
relaxation training for
chronic pain manage-
ment in children with CP

Explore the self-
management needs of
Irish adolescents living
with juvenile idiopathic
arthritis, from their own
perspective, and of their
parents and healthcare
professionals

Participant details

9-12 years

No further infor-
mation extracted
from un-sampled
studies

10-18 years
n=232

24 females

8 males

Ethnicity:

22 Caucasian

5 Latino

4 Asian

1 African American

1-9 and

10-19 years

No further infor-
mation extracted
from un-sampled
studies

9-18 years

No further infor-
mation extracted
from un-sampled
studies

12-18 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Sickle cell disease

Unspecified chronic

pain

Chronic oral ulcers

Cerebral palsy

Arthritis

Data
collection

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis Richness

Information not Not

extracted from  assessed
un-sampled

studies

Grounded 3

theory

Information not 1
extracted from
un-sampled
studies

Information not 1
extracted from
un-sampled
studies

Information not Not
extracted from  assessed
un-sampled

studies

Funder

Not reported

National Institute of
Mental Health

Not reported

Cerebral Palsy
Alliance Research
Foundation, NHRMC
Centre of Research
Excellence in
Cerebral Palsy

Wellcome Trust-
Humanities and
Social Sciences,

The James Flaherty
Research Scholarship
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Palmer?7©

Panepinto®”

Pate?7t

Pelaez-

Ballestas?”?

Race?”?

Randall8

Canada

USA

Australia

Mexico

Canada

USA

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Gaining a rich descrip-
tion and a contextual
understanding of the
experiences of a young
chronic pain sufferer,
aged 6, and her family

members

Develop the new

PedsQL™ Sickle Cell
Disease Module for
paediatric patients with
sickle cell disease and

support its content
validity

Explore the concept of
pain in children with and
without persistent pain

Explain the phenomenon
of experiencing juvenile

idiopathic arthritis

within a specific cultural

context

Examine perspectives

of children who have
juvenile idiopathic arthri-
tis and their parents

Understand the

health-related quality
of life and symptomatic
experience of children
(2-11 years) living with

ucC

Participant details

6-10 years

No further infor-
mation extracted
from un-sampled
studies

2-18 years

No further infor-
mation extracted
from un-sampled
studies

8-12 years

No further infor-
mation extracted
from un-sampled
studies

17-66 years

No further infor-
mation extracted
from un-sampled
studies

8.3-16.3 years
No further infor-
mation extracted
from un-sampled
studies

2-11years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Musculoskeletal pain

Sickle cell disease

Mixed conditions

Arthritis

Arthritis

Abdominal pain

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

Social Sciences and
Humanities Research
Council

National Institutes of
Health

Macquarie University
Research Training
Program (RTP) full-
time scholarship

Not reported

Canadian Institutes
of Health Research

Eli Lilly and Company
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LST

Recruitment Data

setting i Participant details Chronic pain condition collection Data analysis Richness
Renedo®? UK Hospital and  Explore how young 13-18 years Sickle cell disease Interview Grounded 2 National Institute
community  people with sickle cell n=21 theory and for Health Research
network disease experience Ethnic origin not thematic Health Services and
healthcare during a stated analysis Delivery Research
period of transition Programme
Renedo®! UK Specialist Understand healthcare ~ 13-21 years Sickle cell disease Interview Grounded 2 National Institute
healthcare transitions of young n=48 theory for Health Research
services, people with sickle cell 30 females Health
networks disorder 18 males Services and
with patient Ethnic origin not Delivery Research
advocates stated Programme
Risko?74 USA Information  Explore the lived expe-  10-19 years Mixed conditions Information Information not Not Unfunded
not extracted riences of adolescents No further infor- not extracted extracted from  assessed
from engaged in an intensive  mation extracted from un- un-sampled
un-sampled interdisciplinary pain from un-sampled sampled studies
studies treatment programme studies studies
Rossato!4® Brazil Paediatric Understand the meaning 6-17 years Arthritis Interview Grounded 2 Not reported
clinic of the experience of n=12 theory
families of children living Families
in pain situations due 12 mothers
to juvenile idiopathic 2 fathers
arthritis 12 children with
juvenile idiopathic
arthritis (11
females, 1 male)
2 siblings
Ethnic origin not
stated
Ruskin?7> Canada Information  Explore the experience  12-18 years Mixed conditions Information Information not Not Pain Centre Seed
not extracted of adolescents who No further infor- not extracted extracted from assessed Grant (Hospital for
from participated in an mation extracted from un- un-sampled Sick Children)
un-sampled  8-week mindfulness from un-sampled sampled studies
studies group adapted for studies studies
adolescents with chronic
pain (MBI-A)
Sallfors?7¢ Sweden Information  Gain a deeper under- 6-17 years Arthritis Information Information not Not Swedish Rheumatism
not extracted standing of how children No further infor- not extracted extracted from assessed Association,
from cope with their chronic  mation extracted from un- un-sampled Norrbacka-Eugenia
un-sampled  pain condition from un-sampled sampled studies Foundation, Renee
studies studies studies Enander Foundation
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Author

Sallfors?””

Sallfors?78

Sallfors?”?

Santos'!?

Secor-Turner?

Serafimova?®!

Shaygan??

Sweden

Sweden

Sweden

Portugal

USA

UK

Iran

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Obtain a deeper
understanding of

children’s experiences of

living with chronic pain
in daily life

Explore parents’

experience of living with
a child with chronic pain

related to JCA

Deepen the under-
standing of female
adolescents’ daily living
with chronic arthritis

Explore the situations
perceived by child
patients, their parents

and siblings, as the most
distressing and stressful

when living with

osteogenesis imperfecta

Identify challenges that
teens experience as
a result of living with

juvenile arthritis

Describe the experience

of pain, its impact and
treatments, in children
with chronic fatigue
syndrome/myalgic
encephalomyelitis

To assess a

smartphone-based pain
management application

Participant details

6-17 years

No further infor-
mation extracted
from un-sampled
studies

7-17 years

No further infor-
mation extracted
from un-sampled
studies

14-17 years

No further infor-
mation extracted
from un-sampled
studies

4-16 years

No further infor-
mation extracted
from un-sampled
studies

14-29 years

No further infor-
mation extracted
from un-sampled
studies

11-17 years

No further infor-
mation extracted
from un-sampled
studies

12-19 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Arthritis

Arthritis

Arthritis

Osteogenesis
imperfecta type 1

Arthritis

Chronic fatigue
syndrome/myalgic
encephalomyelitis

Unspecified

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

Swedish Rheumatism
Association,
Norrbacka-Eugenia
Foundation, Renee
Enander Foundation

Not reported

Swedish Social
Insurance Agency,
Spenshult Hospital
for Rheumatic
Diseases, Norrbacka-
Eugenia Foundation

Not reported

Agency for
Healthcare Research
and Quality,
University of
Minnesota-Academic
Health Center

Unfunded

Research Affairs of
Shiraz University of
Medical Sciences
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Country

Recruitment
setting

Participant details

Chronic pain condition

Data
collection

Data analysis

Richness

Shaygan?® Iran Information  Explore the experience  12-17 years Unspecified Information Information not Not Research Affairs of
not extracted of chronic pain among No further infor- not extracted extracted from assessed Shiraz University of
from adolescents mation extracted from un- un-sampled Medical Sciences
un-sampled from un-sampled sampled studies
studies studies studies

Skarstein?4 Norway Information  Gain a deeper under- 14-16 years Unspecified Information Information not Not Department of
not extracted standing and increase No further infor- not extracted extracted from assessed Nursing, and the
from our knowledge about mation extracted from un- un-sampled Akershus University
un-sampled  adolescents who suffer ~ from un-sampled sampled studies College of Applied
studies from frequent pain and  studies studies Sciences

have a high consumption
of over the counter
analgesics

Skarstein?8> Norway Information  Describe pain manage-  10-19 years Unspecified Information Information not 1 Department of
not extracted ment and conditions No further infor- not extracted extracted from Nursing, and the
from that may influence the mation extracted from un- un-sampled Akershus University
un-sampled  development of identity from un-sampled sampled studies College of Applied
studies in adolescents frequently studies studies Sciences

using analgesics

Skogvold?& Norway Information  Explore which strategies 14-19 years Headache Information Information not 2 Norwegian Fund
not extracted adolescents use to No further infor- not extracted extracted from for Post-Graduate
from cope with chronic mation extracted from un- un-sampled Training in
un-sampled  tension-type headache  from un-sampled sampled studies Physiotherapy
studies in everyday life studies studies

Slotter?®” USA Information  Gain further insight into  12-17 years Mixed conditions Information Information not Not Not reported
not extracted how adolescents with No further infor- not extracted extracted from  assessed
from chronic pain perceive mation extracted from un- un-sampled
un-sampled  their peer relationships ~ from un-sampled sampled studies
studies studies studies

Smart’¢ UK Paediatric Exploring the way in 6-14 years Abdominal pain Interview Grounded 3 NHS Executive
clinics and which mothers under- n=28 theory Northern and
schools stand and cope with Mothers Yorkshire Region
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6GT

their children’s recurrent
abdominal pain and how
this might be related to
beliefs and values held
about their relationship
with their children

Ethnic origin not
stated (except
states predomi-
nantly white middle
class)
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Soni-Jaiswal'®*

Sorensen'#¢

Sorensen?®

Stahle-Oberg2®?

Stiles-Shields??

Norway

Norway

Sweden

USA

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Hospital pain
clinic

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Explore in-depth con-
cerns of children with
Mucopolysaccharidosis

| and their parents, with
an emphasis on the
impact of head and neck
disease on their lives

Explore adolescents’
experiences of complex
persistent pain

Explore how regular
needle injections affect
children with rheumatic
diseases and their
parents in their daily
living

Illuminate pain in
children with cerebral
palsy from the parents’
experience

Assess the paediatric
patient and parent-
reported experience

of (a) coping with and
managing symptoms
associated with MALS
and (b) the diagnostic,
treatment and recovery
process for paediatric
MALS

Participant details

6 months-16 years
No further infor-
mation extracted
from un-sampled
studies

12-19 years
n=6

4 females

2 males

Ethnic origin not
stated

6-18 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

15-28 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Mucopolysaccharidosis

Complex persistent
pain

Arthritis

Cerebral palsy

Median arcuate
ligament syndrome

Data
collection

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Hermeneutic
analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Unfunded

Unfunded

Extra Foundation
for Health and
Rehabilitation,
Norwegian League
Against Rheumatism

Swedish Association
of Registered
Physiotherapists,
Jerringfonden and
the County Council
of Vasterbotten

Comer Development
Board and Cohn
Family Foundation
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Author

Stinson®!

Stinson?72

Stinson??®

Stinson?™*

Suder4”

Canada

Canada

Canada

Canada

Canada

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Physician
offices and
Paediatric
hospital

Explore the self-
management needs of
adolescents with juvenile
idiopathic arthritis

Explore the information
needs of parents and
school-age children
with juvenile idiopathic
arthritis

Conduct a user-centred
needs assessment to
inform the development
of an integrated web-
and smartphone-based
self-management
programme for adoles-
cents with chronic pain,
called iCanCope with
Pain™

Explore the use,
decision-making process
and communication
about the use of OTC
medication with health-
care professionals in a
multidisciplinary chronic
pain team setting in
adolescents living with
chronic pain and their
primary caregiver

Understand the lived
experience of adoles-
cents who live with
chronic pain

Participant details

12-20 years

No further infor-
mation extracted
from un-sampled
studies

8-11 years

No further infor-
mation extracted
from un-sampled
studies

10-19 years

No further infor-
mation extracted
from un-sampled
studies

12-18 years

No further infor-
mation extracted
from un-sampled
studies

Average age = 16
years

n=10

8 females

2 males
Ethnicity: all
Caucasian

Chronic pain condition

Arthritis

Arthritis

Mixed conditions

Mixed conditions

Mixed conditions

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Interview

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Phenomenology 3

Funder

Canadian Arthritis
Network

Canadian Arthritis
Network

Canadian Pain
Society Small Grant
Award

Church and Dwight

Not reported
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[4%"

Szwimer?”>

Tong?%¢

Valenzuela??”

Van Gulik??®

Van
Scheppingen?té

Van Tilburg?”?

Canada

Australia

USA

Netherlands

Netherlands

USA

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Inquire into the
experiences of female
adolescents living with
CP

Elicit parental and
adolescent perspectives
on paediatric rheuma-
tology care and service
delivery

To understand how
children and adolescents
with sickle cell disease
perceive their lives and
disease using Photovoice

Elicit the experiences
during school life and
the perspectives and
expectations regarding
future work participation
of adolescents with
juvenile idiopathic
arthritis

Gain a more in-depth
understanding of the
wide-ranging and
complex problems
parents of children with
epidermolysis bullosa
have to deal with

Investigate the most
common parental fears,
worries and cognitions
about recurrent
abdominal pain

Participant details

14-17 years

No further infor-
mation extracted
from un-sampled
studies

14-66 years

No further infor-
mation extracted
from un-sampled
studies

8-17 years

No further infor-
mation extracted
from un-sampled
studies

14-18 years

No further infor-
mation extracted
from un-sampled
studies

2-19 years

No further infor-
mation extracted
from un-sampled
studies

5-13 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Mixed conditions

Arthritis

Sickle cell disease

Arthritis

Epidermolysis bullosa

Abdominal pain

Data
collection

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Funder

Not reported

George Weston Fund

National Institutes of
Health

National Heart, Lung,
and Blood Institute

Unfunded

Johanna
Kinderfonds, the
stichting BIO
Kinderrevalidatie
Kinderrevalidatie
Fonds
Adriaanstichting

National Institute

of Diabetes and
Digestive and Kidney
Diseases
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Voigtman3®

Waite-Jones'?¢

Wakefield3°?

Wakefield3°?

Wakefield3°?

Walterso4

Country

Saudi
Arabia

UK

USA

USA

USA

USA

Recruitment
setting

Information
not extracted
from
un-sampled
studies

Support
group

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Describe the Qatif
sociocultural response to
children with sickle cell
disease (SCD) and pain

To address the research
question ‘What is it

like to have a sibling
with juvenile idiopathic
arthritis?’

Examine pain-related
stigma in the literature
documenting paediatric
and adult health-related
stigma

Examine adolescent
motivations for using
concealment and the
possible benefits and
harmful consequences
of this form of coping

Identify and describe
pain-related stigma
among adolescents with
chronic pain and their
parents

Determine the dimen-
sions of the health
challenge of adolescent
headache

Participant details

7-14 years

No further infor-
mation extracted
from un-sampled
studies

12-18 years
n=32

8 children

16 parents

8 siblings
Ethnicity:

All White British

12-17 years

No further infor-
mation extracted
from un-sampled
studies

12-17 years

No further infor-
mation extracted
from un-sampled
studies

12-17 years

No further infor-
mation extracted
from un-sampled
studies

14-18 years

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Sickle cell disease

Arthritis

Unspecified

Mixed conditions

Mixed conditions

Headache

Data
collection

Information
not extracted
from un-
sampled
studies

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis

Information not
extracted from
un-sampled
studies

Grounded
theory

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Information not
extracted from
un-sampled
studies

Richness

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not
assessed

Not reported

Not reported

Goldfarb Pain and
Palliative Medicine
Fund

National Institute
of Arthritis,
Musculoskeletal and
Skin Diseases of the
National Institutes
of Health, Goldfarb
Pain and Palliative
Medicine Fund

National Institute
of Arthritis,
Musculoskeletal and
Skin Diseases of the
National Institutes
of Health, Goldfarb
Pain and Palliative
Medicine Fund

Neuroscience
Nursing Foundation

986/LINdLN/0TEE 0T :10d

LT ON ZT IOA $Z0T Yd4easay A1aAljaQ 34D [e120S pue y3jeaH



yn-oeayiuAielqiisjeuinofmmm Aleiqr sjeudnor yHIN

791

While®0

Williams'%2

Wong13

Woodgate3¢

Yeung®%’

Yuwen0®

UK

UK

China/
Hong Kong

Canada

Canada

USA

Recruitment

setting

Information
not extracted
from
un-sampled
studies

Unclear

Secondary
school

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Information
not extracted
from
un-sampled
studies

Explore the lived expe-
rience of young people
with sickle cell disease
as they transferred to
adult services

Investigate the experi-
ences of young people
with epidermolysis
bullosa

Explore the self-care
strategies among
Hong Kong Chinese
adolescent girls with
dysmenorrhoea
Ethnicity: Hong Kong
Chinese

Elicit detailed descrip-
tions of adolescents’
chronic illness
experiences

Explore how children
aged 10-18 years
describe their neuro-
pathic pain (NP)

Describe parents’
experiences in caring for
2-5-year-old children
with juvenile idiopathic
arthritis

Participant details

12-16 years

No further infor-
mation extracted
from un-sampled
studies

10-14 years
n=11

5 females

6 males
Ethnicity:

1 Black British
1 British Asian
8 White British

Average age = 15
years
n=28

13-16 years

No further infor-
mation extracted
from un-sampled
studies

10-18 years

No further infor-
mation extracted
from un-sampled
studies

2-5vyears

No further infor-
mation extracted
from un-sampled
studies

Chronic pain condition

Sickle cell disease

Epidermolysis bullosa

Dysmenorrhoea

Mixed conditions

Neuropathic pain

Arthritis

Data
collection

Information
not extracted
from un-
sampled
studies

Interview

Interview

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Information
not extracted
from un-
sampled
studies

Data analysis Richness

Information not 1
extracted from

un-sampled

studies

IPA 3
Content 2
analysis

Information not Not
extracted from  assessed
un-sampled

studies

Information not Not
extracted from  assessed
un-sampled

studies

Information not 1
extracted from
un-sampled
studies

Not reported

Not reported

Association of
Hong Kong Nursing
Staff Professional
Development Fund

Health Sciences
Centre Foundation
Nursing Research
Award

Physiotherapy
Practice Council

National Institute of
Nursing Research,
with additional
scholarships and
small grant
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Appendix 5 Definition and characteristics of
included chronic pain conditions

Condition/

chronic pain Pain symptom
classification presentation and
(ICD-11) Definition Causes/origin Symptoms severity/intensity
Cerebral palsy/ Defined as a group of ~ The cause is attributed to Musculoskeletal pain Constant and
chronic secondary permanent disorders non-progressive distur- from muscle spasmes, fluctuating pain
musculoskeletal, of the development bances that occurred in the dyskinesia, spasticity, varying widely
visceral and of movement and developing fetal or infant contractures, joint from mild to
neuropathic posture, causing brain misalignment, deformi- severe

pain and primary  activity limitations ties, postural asymmetries

headache or and osteoporosis.

orofacial pain Gastrointestinal pain

including abdominal
pain, acid reflux and
constipation. Headache
or orofacial pain from
temporomandibular
disorders, trauma from
dyskinesia and spams.
Neuropathic pain is
experiences experienced
as burning, squeezing,
pricking or freezing pain

CRPS/chronic Neuropathic pain Usually develops after Disabling pain, swelling, Constant/continu-
primary pain disorder minor trauma or surgery vasomotor instability, ous severe pain
sudomotor abnormality
and impairment of motor

function
Dysmenorrhoea/ Painful cramping, Classified as primary Lower abdominal Symptoms can
chronic second-  usually in the lower (hormonal cause) and pain, nausea, bloating, fluctuate according
ary visceral pain  abdomen, which secondary (caused by diarrhoea, constipation,  to menstrual cycle,
occurs shortly before  underlying condition, such  vomiting, indigestion, and pain intensity
or during menstrua- as endometriosis, adenomy- irritability, headache and  varies widely from
tion, or both osis, fibroids, endometrial low back pain mild to severe
polyps, pelvic inflammatory
disease or by intrauterine
device insertion)
Epidermolysis Rare inherited skin Inherited group of Blistering of the skin Constant severe
bullosa/chronic fragility or blistering conditions on hands and feet or pain
secondary pain disorders widespread, associated

with pain, itching, burning
sensation and pruritus.
Rare subtypes can include
pyloric atresia, muscular
dystrophy, cardiomyopa-

thy and/or nephropathy
IBD/chronic Group of chronic idi- Unknown aetiology, but Frequent symptoms Fluctuating
secondary opathic IBD including it is related to an anormal are abdominal pain, condition with
visceral pain Crohn's disease and immune response to gut diarrhoea, constipation, periods of activity
ulcerative colitis microflora in genetically nausea and vomiting and remission. Pain
susceptible individuals can range from
mild to severe
Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health 165
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attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.
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APPENDIX 5

Condition/
chronic pain
classification
(ICD-11)

Juvenile
idiopathic
arthritis/chronic
secondary pain

Juvenile
idiopathic
arthritis - Down
syndrome-
associated
arthritis/chronic
secondary pain

Migraine/
chronic primary
headache or
orofacial pain

Musculoskeletal
conditions/
chronic musculo-
skeletal pain

Recurrent

abdominal pain/
chronic second-
ary visceral pain

Sickle cell
disease/chronic
secondary
visceral pain

Definition

A group of conditions

that involve joint
inflammation which
lasts for more than 6

weeks in people under

16 years of age

Down syndrome is

defined as a chromo-
somal abnormality. It is
an aggressive, erosive,
inflammatory arthritis

that affects people

with Down syndrome

Recurrent headaches

with or without aura

Musculoskeletal

impairments comprise

more than 150
different conditions
that affect joints,
bones, muscles or

multiple body areas or

systems

Defined as at least
three episodes of
pain that occur over

at least 3 months and
affect the child’s ability

to perform normal
activities, normally

functional (nonorganic)

abdominal pain

Group haemoglobin

conditions particularly
common in people of

African or Caribbean
descent

Causes/origin

Autoimmune or autoin-
flammatory conditions with

unclear cause/trigger but
involves environmental and
genetic factors

It is an autoimmune
condition

Unknown aetiology, but it
is associated with genetic

factors

Impairments in the muscles,

bones, joints and adjacent
connective tissues leading

to temporary or lifelong

limitations in functioning
and participation

Somatic/unknown or
associated with underlying
condition, such as acid
reflux, bacterial infection,

food intolerance, abdominal

migraine, IBD, surgical
conditions

Inherited condition. Acute
painful sickle cell crises
(vascular occlusion crisis)
are caused by blockage of

the small blood vessels

Symptoms

Pain, swelling and
limitation of movement,
and in more severe cases
growth delay, joint con-
tractures, eye problems,
joint disease requiring
joint replacements and
permanent disability

Arthritis is an under-
diagnosed occurrence
in Down syndrome and
can cause joint pain and
swelling

Episodes of moderate to
severe headache, most
often unilateral and
generally associated with
nausea and increased
sensitivity to light and
sound

Main symptom is usually
pain and limitations in
mobility and dexterity

Abdominal pain

Sickle cell crises (very
painful episodes affecting
different parts of the
body), infections and
anaemia

Pain symptom
presentation and
severity/intensity

Fluctuating
condition with
periods of activity
and remission.
Pain intensity
varies from mild to
moderate

Arthritis from
Down syndrome
fluctuates with
periods of activity
and remission. Pain
can vary broadly in
intensity, ranging
from no pain at all
to severe pain

Fluctuating
condition with
periods of activity
and remission.
Pain usually ranges
from moderate to
severe

Often character-
ised by persistent
pain varying widely
from mild to
severe

Fluctuating
condition with
periods of activity
and remission. Pain
ranges widely from
mild to severe

Sickle cell crises
can be very severe
and last up to a
week; and it can
happen every
month or a few
times a year

NIHR Journals Library www.journalslibrary.nihr.ac.uk
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Appendix 6 Methodological limitations table:
level of concern for methodological domains
assessed using CASP

Copyright © 2024 Silveira Bianchim et al. This work was produced by Silveira Bianchim et al. under the terms of a commissioning contract issued by the Secretary of State for Health 167
and Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,

distribution, reproduction and adaptation in any medium and for any purpose provided that it is properly attributed. See: https:/creativecommons.org/licenses/by/4.0/. For

attribution the title, original author(s), the publication source - NIHR Journals Library and the DOI of the publication must be cited.
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Ahlqwist®”

Atkin?*

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

High

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Moderate

Low

Has the

relationship

between

researcher

and Was the Is there

participants Have ethical data aclear Overall
been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations

High Moderate Low Low Moderate

Moderate  High Moderate Low Low

Explanatory comments

No mention of authors roles or
potential bias. Given high concerns
regarding recruitment strategy,
moderate concerns regarding data
collection and risks of possible
bias, overall judged as moderate
limitations.

Recruitment - not explained why
seven localities were chosen but they
had the whole population of those
CYP with sickle cell disease/thal-
assemia. Was a service evaluation
-little information provided about
the service. Reflexivity is implicit in
matching interviewer gender and
ethnicity to interviewee.

Authors explained how interview
questions were formulated for
example with PAG, literature. Ethics
not mentioned but as was service
evaluation, probably exempt from
ethics approval. Does not mention
other ethical issues at all - possibly
a reporting issue as this is part

of a bigger study. Findings - not
explained who analysed data and

if there was team involvement for
rigour but they appear credible and
trustworthy in the way they were
presented.
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Atkin1?®

Was there
aclear
statement
of the
aims

of the
research?

Low

Isa
qualitative
methodology
appropriate?

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Has the
relationship
between
researcher
and
participants
been
adequately
considered?

Was the
data aclear Overall
analysis statement assessment
sufficiently of of
rigorous? findings? limitations

Is there
Have ethical
issues been
taken into
consideration?

Moderate  High Moderate Low Low

Explanatory comments

Design - justify use of repeat
interviews but don't explore decision
to interview rather than another
method. Recruitment - don't say
why chose that area of England to
sample from, included whole eligible
population in all but one area - no
information on those who declined in
the one area in which they randomly
sampled. Sample size not justified.

Researcher relationship - offered
children same gender and same
ethnicity interviewer, no information
provided about reflexivity for
example questions asked, choice

of setting, etc. Ethics - absence of
reporting on this. Analysis - unsure
about rigour, explains how themes
were developed - seems to be a mix
of deductive and inductive. Overall
gave it low limitations - some
weaknesses but think those are
reporting weaknesses rather than
conduct issues.
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Atoui4®

Baert'©?

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative

Was the
research
design

appropriate
to address
the aims

methodology of the
appropriate? research?

Low

Low

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Moderate

Has the
relationship
between
researcher
and Was the
participants Have ethical data
been issues been analysis
adequately taken into

considered? consideration? rigorous?

High Low Low

High High Low

Is there

aclear Overall

statement assessment
sufficiently of of
limitations Explanatory comments

findings?

Low Low

Moderate Moderate

Recruitment - seems appropriate,
although they don't give rationale
for all choices. They are interested

in adolescents in Beirut and recruit
them. Could have expanded on the
criteria for inclusion/exclusion Don't
explain why recruit child only if zero
on pain scale, but presumably for
ethical reasons. Relationship - no
information given. Ethics - issues
considered regarding consent/assent,
distress during interview, confiden-
tiality. Analysis - don’t explain how
themes developed but only a minor
concern. Low limitations - some
weaknesses but mainly reporting
weaknesses.

Design - justify why chose focus
groups. Recruitment - don’t say why
three different countries included.
Don't say why people opted out of
the research or what the prior study
in Ghent was that they used in order
to recruit their participants. The
focus group questions were chosen
by the researchers and piloted on
university students, so no input from
parents/children with pain/expert
advisors.
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TLT

Borghit%

Was there
aclear
statement
of the
aims

of the

Isa
qualitative
methodology

Was the
research
design
appropriate
to address
the aims

of the

research? appropriate? research?

Low

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

Was the
data
collected
inaway researcher
that and
addressed participants
the been
research adequately
issue? considered?

Has the
relationship
between

Moderate High

Was the
data
analysis
sufficiently of
rigorous? findings?

Is there
aclear
statement assessment

Have ethical
issues been
taken into
consideration?

Low Moderate

Overall

of

limitations Explanatory comments

Moderate Moderate

They report the questions, but they
ask a lot about unfairness which

is quite leading when they wanted
to explore injustice. Reflexivity

- nothing reported. Ethics - had
ethical approval in all three countries
but nothing about informed consent,
confidentiality, distress, post-focus
group support/signposting to
support, etc. Findings - don’t discuss
impact of country differences on

the findings. Moderate limitations
because of concerns over recruit-
ment, and data quality and hence
meaningfulness of findings.

Aim and rationale well explained.
Choice of method/design explained
in aim. Recruitment - seems to be
one clinic only and excluded CYP
under 6 years only cos they can't
give ‘clear accounts as easily’. Could
have clearer inclusion and exclusion
criteria, but overall, the authors
explained how they recruited their
participants by contacting the
doctors and the guardians/parents.
Data collection - a minor issue is
they haven't justified the choice of
only one clinic, don't justify choice of
semistructured interview.
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Was the

Was there research

aclear design

statement appropriate
of the Isa to address
aims qualitative  the aims

of the methodology of the
research? appropriate? research?

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Was the
data
collected
inaway
that
addressed
the
research
issue?

Has the

relationship

between

researcher

and Was the Is there

participants Have ethical data aclear Overall
been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations

Explanatory comments

Settings for data collection weren'’t
described, not really sure about

the format of the data either. No
reflexivity or information about the
authors. Nothing on ethics - parents
approved their child’s very detailed
interview transcript, even for older
children, yet the ethical implications
of this are not discussed. Data analy-
sis - some data on this regarding use
of Piaget’s theory but not fully clear
how themes arrived at, no discussion
of contradictory data or researcher’s
role in selecting quotations.

Described theoretical reference but
not much information on analysis.
Findings are not very clear - not
much discussion against original
question - no triangulation, | think
the findings were too focused

on Piaget theory. Don't explore
evidence for and against their
arguments and are not critical of
Piaget - for example was there no
evidence NOT in support of Piaget’s
theory? Moderate limitations overall
given above concerns.
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Brandellit®

Was there
aclear
statement
of the
aims

of the
research?

Low

Isa
qualitative
methodology
appropriate?

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Moderate

Has the

relationship

between

researcher

and Was the Is there
participants Have ethical data aclear

adequately taken into sufficiently of
considered? consideration? rigorous? findings?

High High Moderate Low

Overall
been issues been analysis statement assessment

of

limitations Explanatory comments

Moderate

No real justification of sample size
as congruent with IPA approach save
one comment at start of results.
Some further discussion of what was
included in the interview schedule
needed. Researcher relationship -
some attempt to note this but really
only mentions graduate student with
clinical training; what about knowl-
edge of pain, etc.? Ethics - approval
mentioned but little other detail.
Analyses - rather thin in terms of
interpretation and theme titles, not
fitting with IPA level of interpretation
and also focus on idiographic.
Findings - an overall clear statement
of findings was absent (attempted),
lack of quality (some but not
sufficient).

Recruitment was focused on an
already-recruited sample with low
scores on a particular questionnaire
which did not match well to the main
aim of the study.

Moderate limitations overall given
above concerns.
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Was the Has the

Was the data relationship

Was there research Was the collected between

aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments
Britton® Low Low Moderate  Moderate  Moderate Moderate  Moderate High Low Moderate  Quite poorly reported overall.
Britton308 Design-used longitudinal qualitative

interviews and diaries but don’t
justify the design (why longitudinal
was needed) nor the choice of
methods. Recruitment - not much
detail given and don't justify why
only chose families of girls and not
boys and girls. If the aim was to
design a resource for all families,
then boys with juvenile idiopathic
arthritis should have been included.

Data collection - some details

but questions asked not provided.
Reflexivity - generic statements
but specific detail of how it was
achieved. Ethics - had ethical
approval but no info given on
informed consent, anonymity, burden
on families especially children with
juvenile idiopathic arthritis. Data
analysis - sparse information - say
‘More detailed information is
available in part 1 (Britton and
Moore 2002). Findings come across
as convincing but no information
on triangulation, evidence for and
against their arguments - possibly
yellow but gave it green.
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Was the
research
design
appropriate
of the Isa to address
aims qualitative  the aims

of the methodology of the
research? appropriate? research?

Was there
aclear
statement

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Was the
data
collected
inaway
that
addressed
the
research
issue?

Has the

relationship

between

researcher

and Was the
participants Have ethical data
been issues been analysis
adequately taken into
considered? consideration? rigorous?

Is there
aclear
statement assessment

sufficiently of
findings?

Overall

of

limitations Explanatory comments

Britton (part 3) #5920 - Not a clear
statement for aim (maybe because
this is part of a sequence of studies?)
but the rationale and the relevance
are there. Study design was decided
after applying a questionnaire which
guided the fieldwork. It briefly
mentions methods utilised for

data collection and referred to full
description elsewhere. No informa-
tion provided about data analysis - it
goes straight into findings. | rated it
as moderate overall given the lack

of info on data analysis which is a
major problem. Overall moderate risk
of bias, but the detail is hinted to be
contained in another publication.

Consequently, it's hard to judge
methodological quality in this paper
alone. Design and data collection is a
hotchpotch of different approaches
(no justification and some data were
generated by participants opting

to make videos which wasn't in the
original design). Recruitment not
well described (opportunity sample
perhaps?). Bias is touched upon but
not described. Unclear if all findings
are from a small number of partici-
pants (no identifiers provided).
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Brodwall”®

Carter®'’

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design

appropriate
to address
the aims

of the
research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

High

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Low

Has the
relationship
between
researcher
and Was the
participants Have ethical data
been issues been analysis
adequately taken into

considered? consideration? rigorous?

Moderate  High

Moderate  Moderate Low

Moderate

Is there
aclear

statement assessment
sufficiently of
findings?

Low

Low

Overall

of

limitations

Low

Low

Explanatory comments

Combining the information from
the publications, overall moderate
limitations given moderate concerns
in most domains.

Relationship - the interviewer is a
general practitioner and psychiatrist.
Participants knew she was a doctor,
although she introduced herself as

a scientist without responsibility

for taking care of the family. Some
information about the first author
but not how this would have affected
the study. Data analysis needs to

be further described - more info is
needed - how they performed the
qualitative content analysis. Not
clear how codes, categories and
themes were developed but several
researchers involved. Ethical issues -
not explored.

Low limitations overall given most
key domains had low concerns.

Need more information about
recruitment strategy. Mentions that
letter was sent but no detail of how
these CYP were found (e.g. hospital,
clinic ... ); consent in writing was
obtained but no mention of ethical
approval. Data analysis - could have
presented more information about
how thematic analysis was done,
which themes were derived and how.
Low limitations overall because minor
concerns in most of key domains.
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Carter???

Carter'®

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Low

Wasthe Hasthe
data relationship
collected between
inaway researcher

that and Was the Is there

addressed participants Have ethical data aclear

the been issues been ENE statement assessment
research adequately taken into sufficiently of

issue? considered? consideration? rigorous? findings?

Moderate Moderate = Moderate Moderate Low

Moderate Moderate  Low Low Low

Overall

of

limitations Explanatory comments

Moderate

Low

The research design seems justified,
but it was not explicitly stated.
Recruitment - some information
but it could have detailed this
process more, for example why
some participants didn’t take part,
from where the participants were
recruited. Does not state interview
setting, but it is very clear on how
data was collected. It also described
how the questions for the interview
were formulated. The relationship
between participants and researcher
is not explicitly described.

Data analysis refers to participant
checking, but not what participants
said/reported, etc. data. Needed
more information about saturation.
No deviant case presentation,

but findings are otherwise well
presented, coherent and linked with
the study aim.

Moderate limitations - some
weaknesses but lack of description is
more of a reporting weakness.

No discussion about the study
design. More information could have
been provided about data collection,
for example which type of data was
obtained, how the interview was
structured.

Low limitations overall.
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Wasthe Hasthe
Was the data relationship
Was there research Was the collected between
aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments

Carter?®? Low Low Moderate  Moderate  Low High Moderate Moderate Low Moderate  Explains the design. The study aim
seems quantitative (frequency, inten-
sity ... ). They explained recruitment
strategies really well. Sample size
is small and there is missing survey
data for two children. Data collection
clear - stated place and methods,
also explained how the interview was
structured.

Reflexivity - no mention about how
the researchers might have impacted
the study/data collection. Data
analysis could have included how the
researchers avoided bias and more
information about how the codes
were created. The findings are really
clear and relevant to the research
question. Father’s perspective
included without consent.

Moderate limitations overall given
above concerns.

Cartwright®®!  Low Low Low Low Low Low Moderate Low Low Low Reflexivity - information given on
researchers’ backgrounds - some of
the reflexivity is implicit rather than
explicit so maybe issue of reporting
not conduct. Ethics - not much
reported - just got written consent
and had approval.

Low limitations overall given few
concerns.

9 XIAN3ddV



*payId 2q Isnw uoredlgnd ayy Jo |0 Y3 Pue Aleqr] s|eulnor YHIN - 224nos uolediignd ayy (s)Ioy3ne [euidLio Dj3 ay3 uounguye

104 */0'1/Aq/S9suadl| /310 SUOWWOdBALERID/:sdNY 935 “panqune Alsadoud si 3 jey) papiaoid asodund Aue Joy pue wnipaw Aue uj uoyeidepe pue uoronpoldal ‘uolnqusip

U3[eaH 404 8381S JO AIBI21I3S DU} AQ PaNSs] JBI3U0D SUIUOISSILILIOD B JO SIS} 33 JSpUN °[p 32 WIYDUEIE BJISAJIS AQ paonpoid Sem oM Siy | °[p 32 WIYdUelg eIRAIIS $20Z © IS1AdoD

‘asn pajduIsaun sywlad Yoym ‘@auadl| 0y A DD UOLINQUPY SUOWWOD) dALJERI) 33 JO SWI} 3y} Japun pajnquisip uonesignd ssaady uadQ Ue S| siyj "aied) [B1D0S pue

6LT

Castle'

Was there
aclear
statement
of the
aims

of the
research?

Low

Isa
qualitative
methodology
appropriate?

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Has the
relationship
between
researcher
and
participants
been
adequately
considered?

High

Was the
data
analysis
sufficiently of
rigorous? findings?

Is there
Have ethical aclear
issues been
taken into

consideration?
Low

Moderate Low

Overall

statement assessment

of
limitations

Moderate

Explanatory comments

Recruitment - convenience

sample - no explanation of refusal
to participate, choice of recruitment
setting not explained, only included
six CYP and only those who could
talk yet focus is on cerebral palsy

in which speech impairment is
common. Minor issues with data
collection reporting - don't say
where interviews occurred or if
recorded. Relationship - not explicit
who did interviews - there are three
authors, lead author is an OT as

are co-authors. Other impacts of
relationship not discussed.

Ethics - had approval, sought
informed consent, use pseudonyms
- no other ethical issues discussed
for example burden on participants,
distress and how handled, etc.

Data analysis - use of triangulation
of methods (interview and pre-
interview questionnaire), supervisory
input, describe the methods and

give reference to method. Refers to
reflexivity before and during inter-
views and their analysis. Findings
seem convincing - minor issue is that
contradictory findings are not made
that obvious.
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Wasthe Hasthe
Was the data relationship
Was there research Was the collected between
aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been ENES statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments

Overall moderate limitations because
of small convenience sample and
other methods issues.

Dell’Apit®® Low Low Low Moderate  Moderate High High Low Low Moderate  No information on ethical issues
or on relationship. Don’t know
who interviewer was. No interview
schedule provided. Ethical concerns
over data collection from children
in the hospital while awaiting
first appointment to tertiary pain
service - stressful situation anyway.
Recruitment strategy not justified
nor obviously related to the aim
- only five children recruited. Age
10-17, but age not justified. Some
rigorous data analysis processes
for example second coder, member
checking but not clear how got from
line-by-line coding to themes.
Overall moderate limitations given
above concerns.

Dysonte© Low Low Moderate  Moderate  Moderate High Moderate Low Low Low Design not justified, nor is choice of
interviews as method. Recruitment
- some were opportunistic from
quantitative sample, some purposive.
Data collection - no information on
choice of interviews or the questions
asked. Reflexivity - nothing reported.
Ethics - had approval, got signed
informed consent from CYP and
carers but process not explained.
Some detail of the analysis process.
Findings rich. Overall low limitations
because mainly reporting issues
rather than conduct issues.

9 XIAN3ddV
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Forgeron®®®

Gaughan'#

Guell*32

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Moderate

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

Low

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Low

Low

Has the
relationship
between
researcher
and
participants
been
adequately
considered?

High

High

Low

Have ethical
issues been
taken into
consideration?

Low

High

High

Was the
data
analysis

Is there
aclear

statement assessment

sufficiently of

rigorous?

Moderate

Low

High

findings?

Low

Low

Low

Overall

of
limitations

Low

Moderate

Moderate

Explanatory comments

Only concerns were no reflexivity
provided. Data analysis warranted
more description for example how
the themes were developed, etc., so
low limitations overall.

Aim - seems to want to link parental
attitudes to child’s response to

the pain programme - that seems

a quantitative research question.
Concerns about possible bias - all
authors were from the hospital

pain clinic under investigation. The
parents were interviewed while the
child was still in the pain programme
and it is not clear how power issues
were handled nor informed consent
processes - seems the researcher
may have been directly involved in
the care of the participants’ child.
Moderate limitations given above
concerns.

Recruitment - did not explore the
impact of mixed UK and German
samples. Reflexivity - does talk
about rapport with CYP and not
taking notes until after fieldwork to
avoid disrupting visits/conversations
(ethnography) but does not explore
the impact of the decisions around
including families in Germany instead
of just UK on the data and findings.
Ethics - not explicitly discussed at all
re recruitment, consent, confidenti-
ality, etc. and no mention of ethics
approval.
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Wasthe Hasthe
Was the data relationship
Was there research Was the collected between
aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments

We don’t know how the data were
analysed other than researcher
identified recurring topics/themes

- could be more to do with the

style of reporting an ethnography.
Findings - they are convincing

even though they are not subject

to triangulation in the same way as
recorded interviews with transcripts
- no audio recordings made, just field
notes - but doesn’t explain about
differences between the UK and
Germany in terms of experiences
for all of the findings, no respondent
validation used. The findings do read
convincingly though overall.

Moderate limitations based on above
concerns.

Helvig'# Low Low Low Moderate  Low High Low Moderate Low Moderate  Sampling - very small convenience
sample - recruited through friends
and colleagues. Migraine diagnosis
based on parental report only.
Relationship - not reported. Analysis
- no triangulation, etc. Some proof of
rigour - two researchers interpreting
data to create summaries but not
clear if both did coding, not clear
how arrived at themes. Findings
seem clear but aren'’t very in-depth.
Moderate limitations overall.
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Huntt0

Jones!?®

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Low

Has the

relationship

between

researcher

and Was the Is there

participants Have ethical data aclear Overall
been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations
Moderate  Moderate Low Low Low
Moderate  Low Low Low Low

Explanatory comments

Recruitment - we don’t know who
declined to take part or how centres
selected the five parents they

were asked to recruit. The sample
population and recruitment were
well described. Reflexivity - good
reflexivity regarding data analysis,
less in how interviews were con-
ducted. Ethics - no information given
other than they had ethical approval
and gave participants information
sheets and consent forms - probably
reporting issue rather than poor
conduct issue so overall low
limitations.

Overall statement - no concerns
about design, data collection or
ethical issues; very minor concerns
about findings; only minor concerns
about reflexivity (relationships
between participants) and findings.
Some concerns about recruitment
strategy because of lack of rationale
and all from single service. Analysis
- give example matrix of temporal
analysis. Used Braun and Clarke’s
approach. Use quotations in findings
section and say selected from across
interviews.

Low limitations overall.
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Wasthe Has the
Was the data relationship
Was there research Was the collected between
aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments

Jones!?® Moderate Low Moderate  Moderate  Moderate Low Low Low Low Moderate  The aim is not clearly defined but is
implied. The authors talked about
exploring the relative frequencies
of hoped- and feared-for future self
... hot sure if qualitative is the best
design for this. Not stated where the
interviews were conducted. Didn’t
explain why some participants didn't
take part.

Jordan® Low Low Low Low Moderate Low Low Moderate Low Low Data collection - no information
on where the interviews were
conducted. Data analysis could have
included more information about
how the themes were derived.
Overall low limitations given few
concerns.

Jordan® Low Low Low Low Moderate Low Low Low Low Low Our only concern is that there is a
lack of information about the format
of the data and the interview. Clear
findings are presented.

Overall low limitations given few and
minor concerns.

Jordan?? Low Low Moderate  Low Low Low Low Low Low Low Design was not mentioned.
Overall low limitations given very
minor concerns.

9 XIAN3ddV
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Kanstrup®®

Khanom?'#2

Maciver’”
Maciver®
Maciver’®

Was the

Was the data
Was there research Was the collected
aclear design recruitment in away
statement appropriate strategy that
of the Isa toaddress appropriate addressed
aims qualitative  the aims to the the
of the methodology of the aims of the research
research? appropriate? research? research? issue?
Low Low Low Moderate  Low
Low Low Low Low Low
Low Low Low Low Low

Has the

relationship

between

researcher

and Was the
participants Have ethical data

Is there

aclear Overall

been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations
Moderate  Low Moderate Low Low
Moderate  Low Low Low Low

Low Low Low Low Low

Explanatory comments

Ethics - ethical approval, ethical
approach to recruitment described.
Description of how interviewer
positioned herself and explained her
role to participants and adapted her
language for CYP. Used and justified
IPA. Interviewer's prior experience
of delivering ACT not reflected on
as a bias in data collection/analysis.
Only eight people from one service
participated.

Low limitations overall given few
concerns.

Very clearly described study. Some
description of bias/data collection
but none specifically around being
responsive to events. Deviant case
analysis not described, but otherwise
findings/analysis is good and merits a
low limitations score.

Most aspects were really well
detailed. Recruitment strategy

clear though non-responders not
described; smallish sample (n = 12
from 10 families). No mention of data
saturation/sufficiency, but methods
generally very well described. Ethical
issues, for example consent, etc., all
described.

Low limitations overall.
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Wasthe Hasthe
Was the data relationship
Was there research Was the collected between
aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments

McDonagh®¥¢? Low Low Low Low Low Moderate  Low Low Low Low The topic is appropriate for qualita-
tive methodology, but they did not
explain why explicitly. Relationship
with participants - the authors
did not provide any information
about the researcher; it only briefly
mentions that one of the reviewers
was a skilled qualitative researcher.
Saturation/theoretical sufficiency is
not discussed. Low limitations overall
given minor concerns.

McKinnon?3> Low Low Low Low Low Moderate  Low Low Low Low Include some information about the
researchers but not how their profes-
sionals and background could have
affected the data collection. One of
the authors already knew participant
from a previous study. Sampling
frame described in accompanying
paper; subsample of larger study.

No discussion of saturation. Low
limitations overall.

Neville3¢ Low Low Moderate  Moderate Low High Moderate Low Low Moderate  Design - do not explain or justify the
design. Recruitment strategy was
not justified - did not use diagnostic
uncertainty as recruitment criteria. Do
not explain why they excluded certain
children, for example those with
autism. Relationship - no information.
Ethics - information given on informed
consent process but no information
on ethical issues of interviewing youth
and parents separately and whether
confidentiality was maintained for
each party and how.
Moderate limitations given above
concerns.

9 XIAN3ddV



Was the
data
Was the collected
recruitment inaway researcher
appropriate strategy that and
of the Isa toaddress appropriate addressed participants
aims qualitative  the aims to the the been issues been
of the methodology of the aims ofthe research adequately takeninto
research? appropriate? research? research? issue? considered? consideration?

Has the
relationship
between

Was the
research
design

Was there
aclear
statement Was the
data aclear Overall
analysis statement assessment
sufficiently of of

rigorous? findings? limitations

Is there
Have ethical

Explanatory comments
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Njifon4?

Nutkiewicz!4°

Moderate Low

Moderate Low

Low

Moderate

Moderate

High

Low

Low

Moderate

High

High

High

Moderate

Moderate

Low

Low

Moderate

Moderate

Not a standard journal article format
- main issues are lack of detail in
reporting. Aim is unclear therefore,
hard to judge if qual methodology
and design were appropriate.
Recruitment - no information.

Very small sample - one family. No
information on ethics. Analysis - only
told it was thematic.

Mostly issues of poor reporting, that
is issues not reported or not fully
reported, rather than actual meth-
odological limitations so moderate
limitations overall.

An oral history study, so non-standard
reporting - most issues related to lack
of detail being reported. Aim stated

in several different ways in paper

and not clear as a result. Design -
observation of communication would
have been more appropriate if the
researchers were interested in the
communication between paediatric
pain patients and their doctor however
they also say their aim is about what
children say about their relationship
with their doctors which fits with
their chosen research methods. No
information on recruitment strategy
other than recruited from university
pain clinic. Ethics - not reported. Little
information on analysis - just told it
was coded.

Overall moderate limitations given
above concerns.
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Was the Has the

Was the data relationship

Was there research Was the collected between

aclear design recruitment inaway researcher

statement appropriate strategy that and Was the Is there

of the Isa toaddress appropriate addressed participants Have ethical data aclear Overall

aims qualitative  the aims to the the been issues been analysis statement assessment

of the methodology of the aims ofthe research adequately takeninto sufficiently of of

research? appropriate? research? research? issue? considered? consideration? rigorous? findings? limitations Explanatory comments
Renedo® Low Low Low Low Low Low Low Low Low Low Reflexivity - implicit in description
Renedo®! of choice of interview questions

and choice of recruitment location,
explicit that interviewer has no links
with health services for sickle cell
disease or any research participants
and was white (Caucasian) without
sickle cell disease. Relationship -
some consideration of interviewer
status and relationship between
researcher and participant. Analysis
- followed some of the steps of
grounded theory but not clear
exactly what was done. Findings
were fairly clear. Overall low
limitations.

Rossato4® Low Low Low Low Moderate High Low Low Moderate Low Clear statement of aims consistent
with use of grounded theory.
Recruitment seemed more conveni-
ence than purposeful sampling. Data
seem to be collected in the clinic.
Had ethical approval. Limitations
were not discussed nor the full
process like other pieces of research.
No reflexivity section.

Overall low limitations - mainly
reporting issues rather than concerns
with conduct.
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Smart’¢

Was there
aclear
statement
of the
aims

of the
research?

Low

Isa
qualitative
methodology
appropriate?

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

Was the
data
collected
inaway
that
addressed
the
research
issue?

Moderate

Has the
relationship
between
researcher
and
participants
been
adequately
considered?

Was the
data aclear Overall
analysis statement assessment
sufficiently of of
rigorous? findings? limitations

Is there
Have ethical
issues been
taken into
consideration?

Moderate  Moderate Low High Moderate

Explanatory comments

The researchers were involved

in the participants’ treatment,
therefore issue of potential bias.
Non-responders are not described,
but otherwise recruitment is well
described. Data collection is only
briefly described; researchers are
psychiatrists which is explained as
appropriate regarding biopsycho-
social approach, but the idea of
somatising is used without critical
reflexivity regarding how this can
invalidate people’s experiences of
pain. Ethics approval and informed
consent confirmed, but no further
discussion of any ethical parameters.

Analysis is described relatively well;
deficits about bias, etc. are mediated
by team analysis which makes it
potentially more robust. Could have
mentioned saturation of data and
provided more details about how
the interview was conducted. The
findings didn’t mesh well with the
aims of the study - lots of data about
their perceptions of self as parents,
etc. which were not connected with
the stated aims. The data are quite
focused on doctors and psychologi-
cal concepts which are not what the
review questions were about.
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Sorensen'4®

Suder#”

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Low

Moderate

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Low

Has the

relationship

between

researcher

and Was the Is there

participants Have ethical data aclear Overall
been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations

Low Low Low Low Low

Moderate  Low Moderate Low Moderate

Explanatory comments

Overall moderate limitations given
above concerns.

Data analysis - not clear how

moved to categories and themes but
demonstrate rigour otherwise. Ethics
- issues not discussed.

Low limitations given few and minor
concerns.

Recruitment - narrow recruitment
strategy, so some sample bias. Data
collection - minor concerns - some
of the questions had complex, formal
vocabulary, for example which
activities or occupations help give
you identity or meaning in your

life? Has chronic pain changed your
involvement in those occupations?

Relationship - some aspects
considered, but do not know what
participants were told about the
researcher’s professional occupa-
tional therapy background. Analysis
- framework used for analysis
might have impacted the findings

- possibly some deductive analysis,
although says it was a thematic
analysis and phenomenological.
Seem to exclude data that do not fit
with their themes. Multiple analysts
reviewed data in various stages of
the analysis.
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Waite-Jones!?¢

Williams'%®

Was there
aclear
statement
of the
aims

of the
research?

Low

Low

Isa
qualitative
methodology
appropriate?

Low

Low

Was the
research
design
appropriate
to address
the aims

of the
research?

Moderate

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

Moderate

Low

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Low

Has the
relationship
between
researcher
and
participants
been
adequately
considered?

Was the
data
analysis
sufficiently of
rigorous? findings?

Is there

Have ethical aclear

issues been
taken into
consideration?

Low Low Low Low

Low Low Low Low

Overall

statement assessment

of
limitations

Low

Low

Explanatory comments

Moderate limitations overall given
above concerns.

Recruitment - all participants from
a support group, so some sample
bias but did have diversity in age/
gender of siblings and fathers and
mothers and one grandparent.
Reflexivity/ethics - first author
has juvenile idiopathic arthritis and
volunteered at the support group
she recruited from - these issues not
fully explored regarding her impact
on ethical aspects of recruitment
for example power dynamics. She
does reflect on her impact on the
interview data and analysis.

Low limitations overall given
high-quality analysis and findings.

Only minor concern is they could
have given more details about data
collection, for example did they use
icebreakers or prompts, etc.? Low
limitations overall.
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Wong!3

Was there
aclear
statement
of the
aims

of the
research?

Low

Isa
qualitative

Was the
research
design
appropriate
to address
the aims

methodology of the
appropriate? research?

Low

Low

Was the
recruitment
strategy
appropriate
to the

aims of the
research?

High

Was the
data
collected
inaway
that
addressed
the
research
issue?

Low

Has the

relationship

between

researcher

and Was the Is there

participants Have ethical data aclear Overall
been issues been analysis statement assessment
adequately taken into sufficiently of of
considered? consideration? rigorous? findings? limitations

High Moderate Moderate Moderate Moderate

Explanatory comments

Recruitment - no information given
except they sampled from those in
a survey as part of a mixed methods
study. Data collection - little infor-
mation given; location not stated

- minor concerns. Relationship - no
information. Ethics - no information
given. Analysis - only one analyst
but did ‘peer debriefing’. Content
analysis used - a bit rudimentary
and possibly lacking disconfirming
analysis. Findings - disconfirming
data not very apparent, quite
quantitative reporting.

Overall, moderate limitations given
above concerns - many issues

are related to reporting issues not
conduct issues.

9 XIAN3ddV
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Summarised review finding

01. IMPACT OF CHRONIC PAIN ON FAMILY LIFE

1

Poorly managed, moderate and severe chronic pain was overwhelming and
took over family life and affected family dynamics. The routines and activities
of the whole family were restricted and limited by managing the pain and its
consequences.

Pain meant children and their families had to manage many uncertainties
regarding their changing routines and family life, diagnosis and prognosis, and
the child’s future prospects, for example of finding employment or attending
university. For fluctuating pain conditions, the fear and uncertainty around
when and how intensely children would experience pain were always present
which limited families’ activities even when the child was not in pain. Some
children with fluctuating pain conditions were able to gather energy from
moments with less or no pain, which helped them to deal with everyday life.

02. IMPACT OF PAIN ON FAMILY MEMBERS

3

Poorly managed, moderate and severe chronic pain had mostly negative
psychosocial impacts on all family members. Children and parents felt
depressed, afraid of the possible cause of the pain, and grieved the loss of their
life before pain. CYP felt socially isolated and different from peers. Parents felt
anxious, helpless and frustrated at being unable to help their child feel better.
There was a greater impact on members who were more involved in caring for
the child with pain, usually mothers. Siblings who did not have chronic pain

felt neglected by their parents and resentful of the child with pain but also
concerned about them.

Parents felt deeply afraid of what might be causing the pain, of witnessing their
child in pain, that treatments would not work and that their child would not get
better to enjoy a fulfilling life. The constant fear caused parents to always be on
call for their child, which was also detrimental to parents’ well-being.

GRADE-CERQual
Assessment of
confidence

High confidence

High confidence

High confidence

High confidence

Explanation of GRADE-CERQual
Assessment

No/very minor concerns regarding
methodological limitations, coher-
ence, adequacy and relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

No/very minor concerns regarding
methodological limitations, coher-
ence, adequacy and relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance
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GRADE-CERQual
Assessment of
confidence

Summarised review finding

Parents, siblings and adolescents with chronic pain reported that some good Moderate
things had happened because of the impact of chronic pain. The main caregiver, confidence
usually the mother, felt they became closer to their child and that their rela-

tionship had improved. Siblings without chronic pain also felt that their family

relationships had become closer than in other families, and they became more
compassionate to others. Some adolescents with chronic pain acknowledged

that their experiences made them a better person, better equipped to live life

and more mature.

Primary caregivers, usually mothers, experienced reduced ability to have a life
outside of their home; they stopped paid employment and/or lost their career
and curtailed their social life to focus on caring for their child.

High confidence

03. IMPACT ON SELF-IDENTITY

7

Children saw themselves as different from peers because they felt unhealthy,
restricted by pain, socially isolated, dependent and were treated differently

by peers. Some children regarded their chronic pain as abnormal, because it
affected their ability to lead a normal life, and as something to pity. Children did
not want to be seen as unhealthy and different by their peers and they wanted
to belong to a group of friends.

High confidence

04. IMPACT ON SIBLINGS

8

Moderate
confidence

Siblings who did not have chronic pain felt neglected and helpless which could
lead to them behaving dismissively towards the child with pain and even
questioning the legitimacy of their pain. Siblings competed for parental time
and affection. Siblings blamed the child with pain for dominating their parents’
attention, but they also showed concern and affection for them. Siblings’
negative feelings improved overtime as they developed the skills to adjust
socially and emotionally.

Moderate
confidence

Some siblings, even younger siblings, took on caring responsibilities for children
with chronic pain which limited their freedom. For example some siblings were
expected by their parents to adopt a parenting role for the child with chronic
pain, including supervising their medical care, which siblings resented. Other
siblings provided personal care for the child with chronic pain such as helping
them to dress, lifting them out of the bath and carrying them downstairs.

Explanation of GRADE-CERQual
Assessment

Moderate concerns regarding
methodological limitations and
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, moderate concerns
regarding adequacy and no/
very minor concerns regarding
relevance

Minor concerns regarding
methodological limitations and
coherence, moderate concerns
regarding adequacy and relevance

No/very minor concerns regarding
methodological limitations and
coherence, moderate concerns
regarding adequacy and relevance
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GRADE-CERQual
Assessment of

Summarised review finding confidence

05. IMPACT ON PARENTING

10

Parents learnt on their own to adapt their parenting to help their child deal with High confidence
the pain while trying to still maintain their child’s autonomy. Parents provided

support and care while being firm when necessary, for example making their

child go to school despite pain. Successfully adapting their parenting was

hindered by a lack of understanding of how they could help their child, and the

lack of resources and support from health services and their social network.

06. ADAPTING FAMILY LIFE TO PAIN

11

12

For poorly managed and severe chronic pain, families focused on trying to con- High confidence
trol the impact of pain on family life using many strategies. Strategies included

families gathering information about pain, following treatments, adjusting their

routine to accommodate pain and its management, and self-managing pain to

be able to join in activities. These strategies meant that family life then became

more restricted because it was completely organised around managing and

avoiding exacerbating the pain.

Over time, parents and children learnt to adapt to unresolved pain because High confidence
they felt like they had no other choice. Consequently, families and children

started to focus on living well with pain. For instance, parents (mothers) learnt

to deal with the unpredictability of pain; helped their child to live with their

new condition; and developed ways of dealing with the child’s fear about

the future. Children found new ways to do daily activities, for example using

mobility aids.

07. SOCIAL SUPPORT

13

Moderate
confidence

Peers, friends and the extended family provided practical, financial and
emotional support which helped parents and children deal with the impact

of pain on their lives, enhanced quality of life and adherence to treatments.
Contact with peers and friends helped children feel normal which provided
them with hope and reassurance. Parents (mainly mothers) longed for others
to understand their own suffering but lacked a social support system. Mothers
grew apart from friends due to their caring role.

Explanation of GRADE-CERQual
Assessment

No/very minor concerns regarding

methodological limitations and
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

No/very minor concerns regarding

methodological limitations and
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance

Moderate concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, moderate concerns
regarding adequacy and minor
concerns regarding relevance
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GRADE-CERQual
Assessment of
Summarised review finding confidence

Recurrent school absences and pain prevented children from engaging with High confidence
friends when at school which made it difficult for children to maintain friend-

ships, contributed to their lack of support, and increased their sense of social

isolation.

08. CONDITION-SPECIFIC PEER SUPPORT

15

Meeting others with similar conditions helped adolescents feel less isolated Moderate
because they were able to share experiences and provide mutual support. In confidence
contrast, other adolescents did not want peer support from other children with

chronic pain because they did not want to be reminded of their pain or because

they believed others would not have similar experiences. Parents preferred

support from other parents of children with similar conditions, who they

described as a great comfort and vital source of information.

09. DISCLOSURE OF PAIN

16

Parents avoided disclosing their child’s pain to friends and extended family for ~ High confidence
a range of reasons. For instance, parents found chronic pain hard to understand
and explain, they were afraid of being judged on their parenting skills or
disbelieved, or they anticipated a lack of sympathy for a condition that is not
life-threatening. Lack of disclosure could negatively affect how much support
parents received from their friends and wider family. However, when they did
disclose their child’s pain, their social networks did not always understand

or believe the pain and were not empathetic, sometimes blaming them for
poor parenting, for example being overprotective parents. Children also often
avoided disclosing their pain, although girls and younger children were more
likely to disclose and share their problems than boys and adolescents. Children
also avoided disclosing their pain to help manage how others perceived them,
to avoid having to deal with the prejudice and discrimination of others, such as
derogatory comments, and because the pain was invisible and hard to explain.

10. WHAT CHILDREN AND FAMILIES WANT FROM SERVICES

17

At the onset of the child’s chronic pain, children and their families initially High confidence
sought services hoping for a cure for the pain which they assumed must have

an underlying physical cause. Parents expected doctors to undertake objective

medical tests, such as physical examinations, X-rays and high-technology scans,

to reveal the physical cause of their child’s pain and to clinically treat and cure

the pain.

Explanation of GRADE-CERQual
Assessment

No/very minor concerns regarding
methodological limitations, minor
concerns regarding coherence,
moderate concerns regarding
adequacy and no/very minor
concerns regarding relevance

No/very minor concerns regarding
methodological limitations and
coherence, moderate concerns
regarding adequacy and no/

very minor concerns regarding
relevance

Minor concerns regarding
methodological limitations

and coherence, no/very minor
concerns regarding adequacy and
relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance
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GRADE-CERQual
Assessment of

Summarised review finding confidence

18 Families searched for a cause and/or diagnosis to better understand the pain, to High confidence
enable treatment, and as proof of a genuine illness, that is proof that their pain
is real and is believed by health professionals. However, receiving a diagnosis
was not a source of hope for all families, for instance, for children with a
pre-existing chronic condition, an additional chronic pain diagnosis increased
their worry. A diagnosis such as chronic pain or CRPS without knowing the
cause could also be unsatisfactory to families because it did not help them
understand why the child had pain.

11. REPEATED VISITS TO HEALTH SERVICES

19 Searching for a diagnosis and the cause of pain, and/or pursuing effective pain  High confidence
management, can lead children and their families to make repeated return

visits to health services or health professionals to repeatedly refer families to

different services often with long waiting periods. Waiting for diagnosis and

effective pain management results in families experiencing long periods of

uncertainty frustration, despair and loss of faith in professionals and services.

12. EXPERIENCES OF HEALTH SERVICES AND CARE

20 Interactions with health professionals were a source of dissatisfaction and High confidence
stress for many families. Children perceived that professionals ignored their
experiences of living with pain and that professionals had given up on them.
Mothers felt that professionals rarely addressed during medical appointments
the emotional impact their child’s treatment had on them. It was distressing
when health professionals did not believe the child was in pain. Parents,
particularly mothers, felt they were being blamed for their child’s pain when
there was no obvious cause, or when health professionals indicated the cause
might be psychological and/or social. Parents and children highly valued health
professionals who listened to, understood and believed the impact chronic
pain had on them and their family life, which could reduce their distress and
isolation and give them hope.

21 Children being referred to a pain clinic confirmed to them and others that their High confidence
pain was a real illness, and was a source of hope, and emotional and practical
support.

Explanation of GRADE-CERQual
Assessment

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance

No/very minor concerns regarding
methodological limitations, coher-
ence, adequacy and relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance
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22

Summarised review finding

The transition from children’s to adult health services was worrying and
difficult for young people. Young people were likely to need a gradual shift

to independence in managing their care. During transition to adult services,
children with sickle cell disease had experienced adult hospital wards as
unwelcoming and had had poor care during unscheduled hospital visits and in
non-specialist hospital wards for painful episodes.

13. EXPERIENCES OF SERVICES ASSESSING AND MANAGING CHRONIC PAIN

23

24

25

Children and parents perceived that non-specialist health professionals did not
always manage chronic pain effectively. Issues included professionals refusing
to prescribe analgesics due to lack of knowledge of an underlying genetic
condition; professionals showing scepticism about the child’s pain severity and
pain experiences; limited treatment time to focus on pain management; and
disjointed organisation of care between professionals from different services.

When a child had a learning disability or an underlying condition, such as
cerebral palsy or Down syndrome, the health professionals focused on the
condition or disability rather than the whole child. Consequently, the child’s
pain was ignored and not treated.

Parents, usually mothers, perceived that their expertise in assessing their
child’s pain, particularly for younger children and those with communication
difficulties, was not always recognised by health professionals.

14. EXPECTATIONS OF TREATMENTS AND SERVICES

26

Effective communication by health professionals, including management of
family expectations of treatments, was important for effective pain manage-
ment and to support families’ psychosocial needs. Good communication and
expectation management result in a trusting relationship. However, sometimes
families had their expectations of a cure raised by professionals, but cure was
not achieved.

GRADE-CERQual
Assessment of
confidence

Moderate
confidence

High confidence

High confidence

High confidence

Moderate
confidence

Explanation of GRADE-CERQual
Assessment

No/very minor concerns regarding
methodological limitations and
coherence, minor concerns
regarding adequacy and moderate
concerns regarding relevance

No/very minor concerns regarding
methodological limitations, coher-
ence and adequacy, and minor
concerns regarding relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

No/very minor concerns regarding
methodological limitations and
coherence, minor concerns
regarding adequacy and no/

very minor concerns regarding
relevance

Moderate concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance
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Summarised review finding
15. WHAT CHILDREN AND FAMILIES WANT FROM CHRONIC PAIN TREATMENTS

27 Some treatments were not acceptable to all children and families. Families
often saw psychological treatment as stigmatising, for instance, as evidence
that health professionals did not believe their pain was real, and they consid-
ered it their last choice of treatment. Children wanted tailored treatments from
pain clinics, which they did not feel they received. Pain-causing therapies, for
example physiotherapy or injections for juvenile idiopathic arthritis, or those
with unpleasant side effects, seemed counterintuitive to parents and caused
the family extreme distress.

28 Although there was very little evidence concerning interventions, parents
valued interventions that helped them adapt their parenting skills and valued
gaining information about chronic pain and how to better help their child
deal with pain. Children and their parents valued treatment in a group setting
because the group interaction with others with similar conditions helped them
to feel less isolated, and to appreciate their individual differences. However,
treatment in a group setting could lead to a sense of guilt in children when
confronted with others with more severe pain. Children also valued an inter-
vention that helped them change their focus from reducing pain to learning

how to live with it. CYP liked physiotherapy because it helped them develop an

awareness of their bodies and capabilities, gave them a greater understanding
of their pain, helped to reduce their fear of exercise and facilitated treatment
engagement and adherence.

16. CHILDREN AND THEIR FAMILIES MANAGING PAIN ON THEIR OWN

29 Sometimes children and their families had to manage pain on their own. For
instance, when they had disengaged with unsatisfactory services which were
unwelcoming and/or provided poor pain management; as a supplement to,
or when they had no effective, prescribed medical treatments; or when they
chose not to consult a doctor at all.

30 Parents, usually mothers, felt responsible for, and had an important role in,
helping their child to manage their pain. The extent of parental involvement
varied depending on the complexity of the condition and the child’s age.
Parents helped their child learn to recognise different types of pain and
thus what type of pain management strategy they should use, helped their
child avoid pain triggers, used distraction and reward during pain episodes,
interpreted their child’s non-verbal pain cues in order to assist with pain
management and provided help with basic needs.

GRADE-CERQual

Assessment of
confidence

High confidence

Very low
confidence

Moderate
confidence

High confidence

Explanation of GRADE-CERQual
Assessment

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance

Moderate concerns regarding

methodological limitations, no/
very minor concerns regarding
coherence, moderate concerns

regarding adequacy and relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, moderate concerns
regarding adequacy and minor
concerns regarding relevance

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, adequacy and
relevance
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Summarised review finding

Parents of children with neurological conditions felt they had to find a balance
between managing pain and their child joining in family activities. These par-
ents had to make difficult decisions with little help from health professionals,
including whether and how much medication to administer their child at home
because side effects could interfere with the child’s participation in family life
and/or cause health problems.

Parents had a key role ensuring their child was adhering to pain management
treatments at home. Families were more likely to follow a treatment pro-
gramme if it was associated with reduction in pain and increased autonomy for
the child. Aspects that could negatively affect adherence were the side effects
of medications, treatments that were monotonous, repetitive, painful and/or
time-consuming and interventions that had negative impacts on family life and
activities.

17. PREJUDICE AND DISCRIMINATION IN HEALTH SERVICES

33

Children and parents perceived or reported experiencing prejudice and
discrimination in health services which led to poor health service delivery and
care and inadequate pain management. Discrimination included professionals
having poor knowledge of their child’s condition (sickle cell disease) and failing
to convey even basic information to families about it; professionals focusing on
the child’s learning disability (Down syndrome) at the expense of investigating
possible chronic pain; and children with Down syndrome receiving inferior care
compared to children without a Down syndrome. Care was particularly poor for
children with Down syndrome and communication difficulties.

18. PREJUDICE AND DISCRIMINATION IN SCHOOL

34

Some school policies and practices facilitated children’s inclusion in education,
others undermined their education. For instance, in some schools, children

did not receive help from teachers to catch up on missed schoolwork which
undermined children’s ability to succeed at school and some had to give up
school early as a result. Other schools did provide extra support for children to
catch up, such as learning advice outside of school hours, or offered adapted
school hours.

GRADE-CERQual
Assessment of
confidence

Moderate
confidence

Moderate
confidence

Moderate
confidence

Moderate
confidence

Explanation of GRADE-CERQual
Assessment

Minor concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, moderate concerns
regarding adequacy and no/
very minor concerns regarding
relevance

Moderate concerns regarding
methodological limitations, no/
very minor concerns regarding
coherence, minor concerns
regarding adequacy and no/
very minor concerns regarding
relevance

No/very minor concerns regarding
methodological limitations and
coherence, moderate concerns
regarding adequacy and no/

very minor concerns regarding
relevance
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GRADE-CERQual

Assessment of Explanation of GRADE-CERQual

Summarised review finding confidence Assessment References

35 Children managing pain on their own was less successful in some circum- High confidence  No/very minor concerns regarding Atkin,*?* Atkin,*?*> Atoui,'*® Britton,%°
stances, for example when the pain was severe. Also children were unable methodological limitations, coher-  Cartwright,*** Dyson,*° Guell,*3?
to manage their own pain when the emotional and physical impacts of their ence, adequacy and relevance Waite-Jones,?* Wong,'?* Williams,'*
underlying condition were severe. External barriers could prevent effective Renedo®?

self-management, for example a lack of physical resources to manage pain,
such as no hot baths in hospitals. School policies also undermined children’s
abilities to self-care thus triggering or worsening pain. School rules and prac-
tices such as refusing requests for water or breaks during classes and enforcing
physical exercise classes in cold environments meant children with sickle cell
disease were prevented from staying sufficiently hydrated and warm to avoid
painful crises. In contrast, some children with juvenile idiopathic arthritis were
granted exemptions from physical exercise classes. Accommodations made by
teachers, such as being excused from physical education, could be unwanted
by children because it made them stand out as different from their peers.

36 At school, children reported experiencing bullying, not being accepted, being Moderate No/very minor concerns regarding Atkin,*?> Atoui,*® Dyson,** Williams?*?®
judged and discriminated against by peers, peer disbelief in their pain, or confidence methodological limitations, minor
peers’ general ignorance and prejudice about their condition. Younger children concerns regarding coherence,
found it harder to deal with discriminatory behaviour than older children who adequacy and relevance

were more used to it and so had had time to develop coping mechanisms. In a
country (Lebanon) where sickle cell disease is high prevalence, a study did not
find evidence of bullying and marginalisation of children with the condition at
school.
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Summarised review finding

Methodological

limitations

01. IMPACT OF CHRONIC PAIN ON FAMILY LIFE

Coherence

Adequacy Relevance

GRADE-CERQual
assessment of confidence

1 Poorly managed, moderate and severe No/very minor No/very minor No/very minor No/very minor High confidence McDonagh,%¢
chronic pain was overwhelming and concerns concerns concerns concerns Explanation: No/ Atkin,2° Atoui,48
took over family life and affected family ~ Explanation: Explanation: Explanation: Explanation: very minor concerns Britton,®° Britton,”?
dynamics. The routines and activities regarding methodological Brodwall,”
of the whole family were restricted and limitations, no/very minor Carter,!'® Dyson,%
limited by managing the pain and its concerns regarding Forgeron,*#?
consequences. coherence, no/very Gaughan,#

minor concerns regarding  Guell,**? Jones,*?®
adequacy and no/very Khanom,*?? Suder,'#”
minor concerns regarding  Sorensen,4¢
relevance Brandelli,*>
McKinnon?%>
2 Pain meant children and their families had Minor concerns No/very minor Minor concerns No/very minor High confidence Maciver,””

to manage many uncertainties regarding
their changing routines and family life,
diagnosis and prognosis, and the child’s
future prospects, for example of finding

employment or attending university.

Explanation: Minor
concerns regarding
methodological
limitations because
of three studies

concerns
Explanation:

Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

there are only four

studies.

Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,

Ahlgwist,**” Jordan,®®
Khanom?'#?

8 XIAN3ddV

minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

with no or minor
limitations and one
study with moder-
ate limitations.

For fluctuating pain conditions, the fear
and uncertainty around when and how
intensely children would experience

pain were always present which limited
families’ activities even when the child
was not in pain. Some children with
fluctuating pain conditions were able to
gather energy from moments with less or
no pain, which helped them to deal with
everyday life.
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# Summarised review finding

02. IMPACT OF PAIN ON FAMILY MEMBERS

3 Poorly managed, moderate and severe
chronic pain had mostly negative
psychosocial impacts on all family
members. Children and parents felt
depressed, afraid of the possible cause of
the pain, and grieved the loss of their life
before pain. CYP felt socially isolated and
different from peers. Parents felt anxious,
helpless and frustrated at being unable
to help their child feel better. There was
a greater impact on members who were
more involved in caring for the child with
pain, usually mothers. Siblings who did
not have chronic pain felt neglected by
their parents and resentful of the child
with pain but also concerned about them.

4 Parents felt deeply afraid of what might
be causing the pain, of witnessing their
child in pain, that treatments would
not work and that their child would not
get better to enjoy a fulfilling life. The
constant fear caused parents to always

Methodological

limitations Coherence

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations based

on the assessment

Adequacy

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Relevance

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

GRADE-CERQual

assessment of confidence

High confidence
Explanation: No/
very minor concerns

regarding methodological
limitations, no/very minor

concerns regarding
coherence, no/very

minor concerns regarding

adequacy and no/very

minor concerns regarding

relevance

High confidence
Explanation: Minor

concerns regarding meth-

odological limitations,

no/very minor concerns

regarding coherence,

Maciver,””
McDonagh,*3¢
Atkin,?> Atoui,*®
Britton,®°

Britton,”” Carter®®
Cartwright, 3t
Forgeron,*#?
Gaughan,** Guell,*32
Jones,'?® Jordan,®>
Khanom,*?? Njifon,'4?
Rossato,'#> Suder,4”
Waite-Jones,'?¢
Sorensen,4¢
Williams,'#® Jones, 128
Brandellit®

Maciver,””
Gaughan,**® Jones,?8
Jordan,®
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of four studies
-two with low and
two with moderate

be on call for their child, which was also
detrimental to parents’ well-being.

no/very minor concerns
regarding adequacy and
no/very minor concerns
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Summarised review finding

Parents, siblings and adolescents

with chronic pain reported that some
good things had happened because of
the impact of chronic pain. The main
caregiver, usually the mother, felt they
became closer to their child and that
their relationship had improved. Siblings
without chronic pain also felt that their
family relationships had become closer
than in other families, and they became
more compassionate to others. Some
adolescents with chronic pain acknowl-
edged that their experiences made them
a better person, better equipped to live
life and more mature.

Primary caregivers, usually mothers,
experienced reduced ability to have a

life outside of their home, they stopped
paid employment and/or lost their career
and curtailed their social life to focus on
caring for their child.

03. IMPACT ON SELF-IDENTITY

7

Children saw themselves as different
from peers because they felt unhealthy,
restricted by pain, socially isolated,
dependent and were treated differently
by peers. Some children regarded their
chronic pain as abnormal, because it
affected their ability to lead a normal life,
and as something to pity. Children did
not want to be seen as unhealthy and
different by their peers and they wanted
to belong to a group of friends.

Methodological

limitations

Moderate concerns
Explanation:
Moderate concerns
regarding method-
ological limitations
because of four
publications with
moderate limita-
tions and two with
low limitations

Minor concerns
Explanation: Minor
concerns regarding
methodological
limitations because
of two studies with
moderate limita-
tions and two with
low limitations

No/very minor
concerns
Explanation:

Coherence

Moderate concerns
Explanation:
Moderate
concerns regarding
coherence because
data could have
alternative inter-
pretations such the
positive framing of
challenging circum-
stances or adapting
psychologically

to threatening
experiences

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Adequacy Relevance

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

there is a moderate

amount of data

from only six

studies.

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

two studies offered

rich data and two

offered thin data

Moderate No/very minor
concerns concerns
Explanation: Explanation:
Moderate

concerns regarding
adequacy because
7 out of the

13 studies that
contributed to
this finding were
moderate for
richness and,
overall, there was
a small amount of
rich data

GRADE-CERQual

assessment of confidence

Moderate confidence
Explanation: Moderate
concerns regarding
methodological limita-
tions, moderate concerns
regarding coherence,
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
moderate concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Britton,®° Suder,'#
Waite-Jones,'%¢
Jones,'?® Brandelli'®

McDonagh,%¢
Brodwall,”>
Gaughan,*#®
Brandellit®

Atkin,?° Atoui, 8
Britton,®°
Cartwright, 3t
Forgeron,'#?
Guell,**? Jordan,*?!
Khanom,!??
Njifon,4?
Rossato,'*> Suder,*4”
Waite-Jones,'%¢
Williams!2®
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Summarised review finding

04. IMPACT ON SIBLINGS

8

Siblings who did not have chronic pain
felt neglected and helpless which could
lead to them behaving dismissively
towards the child with pain and even
questioning the legitimacy of their pain.
Siblings competed for parental time

and affection. Siblings blamed the child
with pain for dominating their parents’
attention, but they also showed concern
and affection for them. Siblings’ negative
feelings improved overtime as they
developed the skills to adjust socially and
emotionally.

Some siblings, even younger siblings,
took on caring responsibilities for
children with chronic pain which limited
their freedom. For example some siblings
were expected by their parents to adopt
a parenting role for the child with chronic
pain, including supervising their medical
care, which siblings resented. Other
siblings provided personal care for the
child with chronic pain such as helping
them to dress, lifting them out of the
bath and carrying them downstairs.

Methodological
limitations

Minor concerns
Explanation: Minor
concerns regarding
methodological
limitations because
four studies pre-
sented moderate
concerns, three

of them were
regarding signifi-
cant aspects such
as recruitment and
data collection.
Three studies had
low concerns

No/very minor
concerns
Explanation: Only
one study had
moderate concerns
regarding method-
ological limitations
and three had low
concerns

Coherence

Minor concerns
Explanation: Minor
concerns regarding
coherence. Some
concerns about the
lack of explanation
in primary studies
about improved
negative feelings
over time

No/very minor
concerns
Explanation:

Adequacy

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy because
only two studies
had rich data and
this was a small
amount

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy

because all four
studies presented
moderate richness
and quantity of
data related to this
finding

Relevance

Moderate concerns
Explanation:
Moderate concerns
regarding relevance
because four studies
contained data of
indirect relevance
from parents and

two were UK studies

Moderate concerns
Explanation:
Moderate concerns
regarding relevance
because only two
studies focused on
the experiences of
siblings who did not
have chronic pain.
Two studies had
indirect relevance
because they
presented the
views of children
with chronic pain.
Two studies were
conducted in the UK
and two in low- to
middle-income
countries

GRADE-CERQual
assessment of confidence

Moderate confidence
Explanation: Minor
concerns regarding meth- Brodwall,”®
odological limitations, Gaughan,*®
minor concerns regarding  Njifon,'* Waite-

McDonagh,3¢
Britton,®°

coherence, moderate con- Jones,'? Brandellil®>

cerns regarding adequacy
and moderate concerns
regarding relevance

Moderate confidence
Explanation: No/

very minor concerns
regarding methodological
limitations, no/very minor
concerns regarding coher-
ence, moderate concerns
regarding adequacy

and moderate concerns
regarding relevance

Atkin,?> Atoui, 48
Njifon,4?
Waite-Jones'?¢
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Summarised review finding

05. IMPACT ON PARENTING

Methodological

limitations Coherence

Adequacy Relevance

GRADE-CERQual
assessment of confidence

10  Parents learnt on their own to adapt their No/very minor No/very minor Minor concerns No/very minor High confidence Maciver,”” Atkin,14
parenting to help their child deal with concerns concerns Explanation: Minor concerns Explanation: No/ Atkin,*?> Brodwall,”>
the pain while trying to still maintain Explanation: Only  Explanation: concerns regarding Explanation: very minor concerns Gaughan,*#?

8 XIAN3ddV

regarding methodological Jordan,*® Smart’¢
limitations, no/very minor

concerns regarding coher-

ence, minor concerns

regarding adequacy and

no/very minor concerns

adequacy because
three publications
were moderate
regarding richness
of data, five had
rich data

their child’s autonomy. Parents provided  two publications
support and care while being firm when  that contributed
necessary, for example making their child to this finding

go to school despite pain. Successfully had moderate
adapting their parenting was hindered limitations, six had
by a lack of understanding of how they low limitations

yn-oeayiuAielqiisjeuinofmmm Aleiqr sjeudnor yHIN

could help their child, and the lack of
resources and support from health
services and their social network.

06. ADAPTING FAMILY LIFE TO PAIN

regarding relevance

11  For poorly managed and severe chronic No/very minor No/very minor Minor concerns No/very minor High confidence Atkin,*?* Ahlqwist,*”
pain, families focused on trying to control concerns concerns Explanation: Minor concerns Explanation: No/ Atkin,2° Atoui,4®
the impact of pain on family life using Explanation: Explanation: concerns regarding Explanation: very minor concerns Carter,!'8

many strategies. Strategies included
families gathering information about
pain, following treatments, adjusting

adequacy because
five publications
had moderately
rich data and three

regarding methodological
limitations, no/very minor
concerns regarding coher-
ence, minor concerns

Forgeron,*? Guell,3?
Rossato4®

their routine to accommodate pain and
its management, and self-managing pain
to be able to join in activities. These
strategies meant that family life then
became more restricted because it was
completely organised around managing
and avoiding exacerbating the pain.

regarding adequacy and
no/very minor concerns
regarding relevance

were very rich

High confidence Britton,®° Britton,”?
Explanation: Minor Baert,'? Carter,1®
concerns regarding meth-  Guell,**2 Jones'?8
odological limitations, Rossato,'*> Suder,*4”
no/very minor concerns  Sorensen!#
regarding coherence,

no/very minor concerns

regarding adequacy and

no/very minor concerns

regarding relevance

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

six publications

12 Over time, parents and children learnt
to adapt to unresolved pain because
they felt like they had no other choice.
Consequently, families and children
started to focus on living well with pain.
For instance, parents (mothers) learnt to
deal with the unpredictability of pain; representing five
helped their child to live with their new studies had moder-
condition; and developed ways of dealing ate limitations and
with the child’s fear about the future. three publications
Children found new ways to do daily had no or minor
activities, for example using mobility aids. limitations
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Summarised review finding

07.SOCIAL SUPPORT

13

14

Peers, friends and the extended

family provided practical, financial and
emotional support which helped parents
and children deal with the impact of pain
on their lives, enhanced quality of life
and adherence to treatments. Contact
with peers and friends helped children
feel normal which provided them with
hope and reassurance. Parents (mainly
mothers) longed for others to understand
their own suffering but lacked a social
support system. Mothers grew apart from
friends due to their caring role.

Recurrent school absences and pain
prevented children from engaging with
friends when at school which made it dif-
ficult for children to maintain friendships,
contributed to their lack of support and
increased their sense of social isolation.

Methodological
limitations

Moderate concerns
Explanation:
Moderate
concerns regarding
methodological
limitations because
three studies had
moderate concerns
in important
aspects, such as
data collection

and analysis

and recruitment
strategy. Two had
low concerns

No/very minor
concerns
Explanation: All
studies had low
concerns regarding
methodological
limitations

Coherence

No/very minor
concerns
Explanation:

Minor concerns
Explanation: Minor
concerns regarding
coherence because
the data from
three out of the

six studies did not
have a good fit
with the review
finding

Adequacy

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy because
there was a small
amount of moder-
ately rich data for
this finding

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy because
only one out of the
six publications
included rich data
regarding this
finding

Relevance

Minor concerns
Explanation: Minor
concerns regarding
relevance because
the aims of the
studies were not
directly relevant to
this finding

No/very minor
concerns
Explanation:

GRADE-CERQual
assessment of confidence

Moderate confidence
Explanation: Moderate
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
moderate concerns
regarding adequacy and
minor concerns regarding
relevance

Britton,2° Baert, 02
Cartwright,*3* Waite-
Jones,'?¢ Brandelli'®

High confidence Atkin,'?* Atkin,'%
Explanation: No/very Atoui,**® Dyson,*®
minor concerns regarding  Williams,*?® Jones?®
methodological limita-

tions, minor concerns

regarding coherence,

moderate concerns

regarding adequacy and

no/very minor concerns

regarding relevance
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GRADE-CERQual
assessment of confidence

Methodological

limitations Coherence Adequacy Relevance

# Summarised review finding
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08. CONDITION-SPECIFIC PEER SUPPORT

15

Meeting others with similar conditions
helped adolescents feel less isolated
because they were able to share expe-
riences and provide mutual support. In
contrast, other adolescents did not want
peer support from other children with
chronic pain because they did not want to
be reminded of their pain or because they
believed others would not have similar
experiences. Parents preferred support
from other parents of children with similar
conditions, who they described as a great
comfort and vital source of information.

09. DISCLOSURE OF PAIN

16

Parents avoided disclosing their child’s
pain to friends and extended family for

a range of reasons. For instance, parents
found chronic pain hard to understand and
explain, they were afraid of being judged
on their parenting skills or disbelieved, or
they anticipated a lack of sympathy for a
condition that is not life-threatening. Lack
of disclosure could negatively affect how
much support parents received from their
friends and wider family. However, when
they did disclose their child’s pain, their
social networks did not always understand
or believe the pain and were not empa-
thetic, sometimes blaming them for poor
parenting, for example being overprotec-
tive parents. Children also often avoided
disclosing their pain, although girls and
younger children were more likely to dis-
close and share their problems than boys
and adolescents. Children also avoided
disclosing their pain to help manage how
others perceived them, to avoid having to
deal with the prejudice and discrimination
of others, such as derogatory comments,
and because the pain was invisible and
hard to explain.

No/very minor
concerns
Explanation:
All studies had
low concern for
methodological
limitations

Minor concerns
Explanation: Minor
concerns regarding
methodological
limitations because
six studies had
moderate limita-
tions and six had
low limitations

No/very minor
concerns
Explanation:

Minor concerns
Explanation: Minor
concerns regarding
coherence because
there are plau-
sible alternative
explanations that
could have been
further explored

Moderate No/very minor
concerns concerns
Explanation:

Moderate

concerns regarding
adequacy because

two of the studies

included only thin

data regarding this
finding

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Moderate confidence

High confidence
Explanation: Minor
concerns regarding
methodological limita-
tions, minor concerns
regarding coherence,
no/very minor concerns
regarding adequacy and
no/very minor concerns
regarding relevance

McDonagh,2¢
Cartwright,*3!
Forgeron,'#?
Williams, 1

Atkin,25 Atoui, 48
Britton,2° Baert, 02
Dyson,%
Forgeron,*#?
Gaughan,* Guell,*3?
Jones,'?® Khanom,!??
Suder,*” Sorensen'#¢
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# Summarised review finding

Methodological

limitations Coherence Adequacy Relevance

10. WHAT CHILDREN AND FAMILIES WANT FROM SERVICES

17 At the onset of the child’s chronic
pain, children and their families initially
sought services hoping for a cure for
the pain which they assumed must have
an underlying physical cause. Parents
expected doctors to undertake objective
medical tests, such as physical examina-
tions, X-rays and high-technology scans,
to reveal the physical cause of their
child’s pain and to clinically treat and cure
the pain.

18 Families searched for a cause and/or
diagnosis to better understand the pain,
to enable treatment, and as proof of a
genuine illness, that is proof that their
pain is real and is believed by health
professionals. However, receiving a
diagnosis was not a source of hope for
all families, for instance, for children
with a pre-existing chronic condition,
an additional chronic pain diagnosis
increased their worry. A diagnosis such
as chronic pain or CRPS without knowing
the cause could also be unsatisfactory
to families because it did not help them
understand why the child had pain.

11. REPEATED VISITS TO HEALTH SERVICES

19  Searching for a diagnosis and the cause
of pain, and/or pursuing effective pain
management, can lead children and their
families to make repeated return visits
to health services or health professionals
to repeatedly refer families to different
services often with long waiting periods.
Waiting for diagnosis and effective
pain management results in families
experiencing long periods of uncertainty
frustration, despair and loss of faith in
professionals and services.

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

five studies had

moderate limita-

tions and five had

low limitations

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

five studies had

moderate limita-

tions and five had

low limitations

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

four studies had

moderate limita-

tions and four had

low limitations

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

GRADE-CERQual

assessment of confidence

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
no/very minor concerns
regarding adequacy and
no/very minor concerns
regarding relevance

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
no/very minor concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Brodwall,”>

Carter,**” Dell’Api,*%®
Gaughan,**® Jordan,%
Kanstrup,'*
Maciver,””
McDonagh,*3¢
Neville,® Smart,”¢
Sorensen!4®

Maciver,””
McDonagh,¢
Brodwall,”> Carter,'”
Gaughan,**® Guell,**?
Jordan,34%¢ Smart,”¢
McKinnon'®

Maciver,””
McDonagh,3¢
Carter,*'” Castle,
Jordan,* Khanom,!??
Neville,’¢ Wong?!*
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#

Summarised review finding

Methodological
limitations

12. EXPERIENCES OF HEALTH SERVICES AND CARE

20

21

Interactions with health professionals
were a source of dissatisfaction and
stress for many families. Children
perceived that professionals ignored
their experiences of living with pain and
that professionals had given up on them.
Mothers felt that professionals rarely
addressed during medical appointments
the emotional impact their child’s
treatment had on them. It was distressing
when health professionals did not believe
the child was in pain. Parents, particularly
mothers, felt they were being blamed

for their child’s pain when there was no
obvious cause, or when health profes-
sionals indicated the cause might be
psychological and/or social. Parents and
children highly valued health profes-
sionals who listened to, understood and
believed the impact chronic pain had on
them and their family life, which could
reduce their distress and isolation and
give them hope.

Children being referred to a pain clinic
confirmed to them and others that their
pain was a real illness, and was a source
of hope, and emotional and practical
support.

No/very minor
concerns
Explanation:

Minor concerns
Explanation: Minor
concerns regarding
methodological
limitations because
three studies

had moderate
limitations and two
studies had no or
minor limitations

Coherence

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Adequacy Relevance

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

the finding is based

on six publications

representing five

studies and a

moderate amount

of rich data

GRADE-CERQual
assessment of confidence

High confidence
Explanation: No/

very minor concerns
regarding methodological
limitations, no/very minor
concerns regarding
coherence, no/very
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
No/very minor concerns
regarding coherence,
minor concerns regarding
adequacy and No/very
minor concerns regarding
relevance

Maciver,””
McDonagh,¢
Britton,2° Baert, 2
Brandelli,*0>
Brodwall,”> Carter,*”
Castle, ! Hunt!t®
Nutkiewicz,4°
Smart,’¢ Sorensen#

Maciver,”” Baert,10?
Carter,*'” Jordan,**
Suder#”
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22

Methodological

limitations Coherence

Summarised review finding

The transition from children’s to adult No/very minor
health services was worrying and difficult concerns
for young people. Young people were Explanation:
likely to need a gradual shift to inde-

pendence in managing their care. During

transition to adult services, children

with sickle cell disease had experienced

adult hospital wards as unwelcoming and

had had poor care during unscheduled

hospital visits and in non-specialist

hospital wards for painful episodes.

No/very minor
concerns
Explanation:

13. EXPERIENCES OF SERVICES ASSESSING AND MANAGING CHRONIC PAIN

23

24

Children and parents perceived that
non-specialist health professionals

did not always manage chronic pain
effectively. Issues included professionals
refusing to prescribe analgesics due

to lack of knowledge of an underlying
genetic condition; professionals showing
scepticism about the child’s pain severity
and pain experiences; limited treatment
time to focus on pain management; and
disjointed organisation of care between
professionals from different services.

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

When a child had a learning disability or
an underlying condition, such as cerebral
palsy or Down syndrome, the health
professionals focused on the condition
or disability rather than the whole child.
Consequently, the child’s pain was
ignored and not treated.

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

one publication

had moderate

limitations and four

had minor or very

minor limitations

Adequacy

Minor concerns
Explanation: Minor
concerns regarding
adequacy because
the finding is
based on only

two studies with

a small amount of
rich data. However,
we have expertise
in this area.

There is universal
evidence about
transitions to adult
services being
problematic in the
way described in
this finding

No/very minor
concerns
Explanation:

Minor concerns
Explanation: Minor
concerns regarding
adequacy because
the finding is based
on five studies

and a moderate
amount of rich
data

GRADE-CERQual

Relevance assessment of confidence

Moderate confidence
Explanation: No/

very minor concerns
regarding methodological
limitations, no/very minor

Moderate concerns
Explanation:
Moderate concerns
regarding relevance
because the studies
focused on only concerns regarding

sickle cell disease or coherence, minor con-
musculoskeletal pain cerns regarding adequacy
in two high-income  and moderate concerns
countries including  regarding relevance

the UK. There is a

much wider highly

relevant literature on

transitions to adult

services which was

not captured in our

search

Forgeron,'42
Renedo®?

Minor concerns
Explanation: Minor
concerns regarding
relevance because
four studies were
conducted in the UK concerns regarding
studies and five in coherence, no/very minor
other high-income concerns regarding ade-
countries quacy and minor concerns
regarding relevance

High confidence
Explanation: No/
very minor concerns Carter,*'” Jordan,**
regarding methodological Neville,*¢ Smart,’¢
limitations, no/very minor Wong,*** Renedo,®??
McKinnon?%>

McDonagh, ¢
Brodwall,”®

No/very minor
concerns
Explanation:

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

McDonagh,3¢
Carter,*v?
Carter,*? Hunt,1°
McKinnon?%>
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Summarised review finding

25  Parents, usually mothers, perceived that
their expertise in assessing their child’s
pain, particularly for younger children and
those with communication difficulties,
was not always recognised by health
professionals.

Methodological

limitations Coherence Adequacy Relevance
Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

the finding is

based on only five

publications from

four studies but

data were rich

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

14. EXPECTATIONS OF TREATMENTS AND SERVICES

26  Effective communication by health
professionals, including management of
family expectations of treatments, was
important for effective pain management
and to support families’ psychosocial
needs. Good communication and
expectation management result in a
trusting relationship. However, some-
times families had their expectations of a
cure raised by professionals, but cure was
not achieved.

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Moderate concerns No/very minor
Explanation: concerns
Moderate Explanation:
concerns regarding
methodological

limitations because

four studies had

moderate concerns

and two studies

had no or minor

concerns

15. WHAT CHILDREN AND FAMILIES WANT FROM CHRONIC PAIN TREATMENTS

27  Some treatments were not acceptable
to all children and families. Families
often saw psychological treatment as
stigmatising, for instance, as evidence
that health professionals did not believe
their pain was real, and they considered
it their last choice of treatment. Children
wanted tailored treatments from pain
clinics, which they did not feel they
received. Pain-causing therapies, for
example physiotherapy or injections for
juvenile idiopathic arthritis, or those with
unpleasant side effects, seemed counter-
intuitive to parents and caused the family
extreme distress.

No/very minor
concerns
Explanation:

No/very minor
concerns
Explanation:

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

four publications

had moderate

limitations and

four had no or very

minor limitations

GRADE-CERQual
assessment of confidence

Maciver,””
McDonagh,*3¢
Carter,'*? Carter!®

High confidence
Explanation: No/

very minor concerns
regarding methodological
limitations, no/very minor
concerns regarding coher-
ence, minor concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Moderate confidence Maciver,”” Baert,102
Explanation: Moderate Carter,8 Carter,*"”
concerns regarding meth- Dell’Api,*® Suder'4”
odological limitations,

no/very minor concerns

regarding coherence,

no/very minor concerns

regarding adequacy and

no/very minor concerns

regarding relevance

High confidence Maciver,””
Explanation: Minor Britton,”” Carter,"”
concerns regarding meth-  Nutkiewicz,4°
odological limitations, Sorensen,4¢
no/very minor concerns Brandelli,0%
regarding coherence, McKinnon'®
no/very minor concerns

regarding adequacy and

no/very minor concerns

regarding relevance
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28

Methodological
limitations

Summarised review finding

Moderate concerns
Explanation:
Moderate
concerns regarding
methodological
limitations because
two studies

had moderate
limitations and one
minor limitations

Although there was very little evidence
concerning interventions, parents valued
interventions that helped them adapt
their parenting skills and valued gaining
information about chronic pain and

how to better help their child deal with
pain. Children and their parents valued
treatment in a group setting because

the group interaction with others

with similar conditions helped them

to feel less isolated, and to appreciate
their individual differences. However,
treatment in a group setting could lead
to a sense of guilt in children when
confronted with others with more severe
pain. Children also valued an intervention
that helped them change their focus from
reducing pain to learning how to live with
it. CYP liked physiotherapy because it
helped them develop an awareness of
their bodies and capabilities, gave them

a greater understanding of their pain,
helped to reduce their fear of exercise
and facilitated treatment engagement
and adherence.

Coherence

Serious concerns
Explanation:
Serious concerns
regarding coher-
ence because all
the evidence on
interventions have
been grouped
together into one
finding which has
resulted in low
coherence

16. CHILDREN AND THEIR FAMILIES MANAGING PAIN ON THEIR OWN

29

Minor concerns
Explanation: Minor
concerns regarding
methodological
limitations because

Sometimes children and their families
had to manage pain on their own. For
instance, when they had disengaged
with unsatisfactory services which were
unwelcoming and/or provided poor pain

management; as a supplement to, or two studies
when they had no effective, prescribed had moderate
medical treatments; or when they chose  limitations

not to consult a doctor at all.

No/very minor
concerns
Explanation:

Adequacy

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy because
the finding is
based on only
three studies with
limited data that
was not very rich

Moderate
concerns
Explanation:
Moderate
concerns regarding
adequacy because
there were five
studies of which
two studies had a
good amount of
rich data

Relevance

Moderate concerns
Explanation:
Moderate concerns
regarding relevance
because the studies
were conducted in
two high-income
countries (Sweden,
USA) and data
were on a narrow
range of treatments
(Acceptance and
Commitment
Therapy, phys-
iotherapy, pain

rehabilitation outpa-

tient programme)

Minor concerns
Explanation: Minor
concerns regarding
relevance because
the studies focused
on broader aspects
of the pain experi-
ence in high-income
countries including
the UK

GRADE-CERQual

assessment of confidence

Very low confidence
Explanation: Moderate
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
moderate concerns
regarding adequacy

and moderate concerns
regarding relevance

Moderate confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
moderate concerns
regarding adequacy and
minor concerns regarding
relevance

Ahlgwist,137
Gaughan,*#®
Kanstrup®®?

Atkin,?* Atkin,2°
Helvig,'* Wong,'%*
Renedo,??
McKinnon?®>
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Summarised review finding

Parents, usually mothers, felt responsible
for, and had an important role in, helping
their child to manage their pain. The
extent of parental involvement varied
depending on the complexity of the
condition and the child’s age. Parents
helped their child learn to recognise
different types of pain and thus what
type of pain management strategy they
should use, helped their child avoid pain
triggers, used distraction and reward
during pain episodes, interpreted their
child’s non-verbal pain cues in order

to assist with pain management and
provided help with basic needs.

Parents of children with neurological
conditions felt they had to find a balance
between managing pain and their child
joining in family activities. These parents
had to make difficult decisions with little
help from health professionals, including
whether and how much medication to
administer their child at home because
side effects could interfere with the
child’s participation in family life and/or
cause health problems.

Parents had a key role ensuring their
child was adhering to pain management
treatments at home. Families were more
likely to follow a treatment programme
if it was associated with reduction in
pain and increased autonomy for the
child. Aspects that could negatively
affect adherence were the side effects
of medications, treatments that were
monotonous, repetitive, painful and/or
time-consuming and interventions that
had negative impacts on family life and
activities.

Methodological
limitations Coherence
Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

four studies

had moderate

limitations and

six studies had

no or very minor

limitations

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
methodological

limitations because

one study

had moderate

limitations and

two studies minor

or very minor

limitations

Moderate concerns No/very minor
Explanation: concerns
Moderate Explanation:
concerns regarding
methodological

limitations because

four studies had

moderate limita-

tions including

three with

concerns about

the rigour of data

analysis

Adequacy Relevance

No/very minor No/very minor

concerns concerns
Explanation: Explanation:
Moderate No/very minor
concerns concerns
Explanation: Explanation:
Moderate

concerns regarding
adequacy because
findings are based
on three studies
and a moderate
amount of rich
data

Minor concerns No/very minor
Explanation: Minor concerns
concerns regarding Explanation:
adequacy because

there was a moder-

ate amount of rich

data. We have

expertise in this

area. There is other

evidence about the

key role of parents

in treatment

adherence for

a wide range of

childhood chronic

conditions

GRADE-CERQual

assessment of confidence

High confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
no/very minor concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Moderate confidence
Explanation: Minor
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
moderate concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Moderate confidence
Explanation: Moderate
concerns regarding meth-
odological limitations,
no/very minor concerns
regarding coherence,
minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

McDonagh,3¢
Brodwall,”> Carter,**?
Carter,1%? Hunt,1°
Renedo,®? Smart,’¢
Wong,*** Brandelli,'®®
McKinnon!%

Carter,**? Carter,*?
McKinnon'®

Borghi,133
Britton,”® Carter,!8
Gaughan,*®
Brandelli,*0>
McKinnon!®
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Methodological
limitations

GRADE-CERQual

Coherence Relevance assessment of confidence

# Summarised review finding

Adequacy
17. PREJUDICE AND DISCRIMINATION IN HEALTH SERVICES
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33  Children and parents perceived or No/very minor No/very minor Moderate No/very minor Moderate confidence McDonagh,3¢
reported experiencing prejudice and concerns concerns concerns concerns Explanation: No/ Atkin,24 Atkin,*?°
discrimination in health services which Explanation: Explanation: Explanation: Explanation: very minor concerns Renedo®
led to poor health service delivery and Moderate regarding methodological
care and inadequate pain management. concerns regarding limitations, no/very minor
Discrimination included professionals adequacy concerns regarding coher-

having poor knowledge of their child’s
condition (sickle cell disease) and failing
to convey even basic information to
families about it; professionals focusing
on the child’s learning disability (Down
syndrome) at the expense of investigating
possible chronic pain; and children with

because the five
publications report
data from only
three studies and
the studies focus
only on sickle cell
disease or Down

ence, moderate concerns
regarding adequacy and
no/very minor concerns
regarding relevance

Down syndrome receiving inferior care syndrome.
compared to children without a Down
syndrome. Care was particularly poor
for children with Down syndrome and
communication difficulties.
18. PREJUDICE AND DISCRIMINATION IN SCHOOL
34  Some school policies and practices No/very minor No/very minor Moderate Minor concerns Moderate confidence Atoui,*® Dyson,%
facilitated children’s inclusion in educa- concerns concerns concerns Explanation: Minor  Explanation: No/ Sorensen,4¢
tion, others undermined their education. Explanation: Explanation: Explanation: concerns regarding  very minor concerns Williams'%2
For instance, in some schools, children Moderate relevance because regarding methodological

did not receive help from teachers to
catch up on missed schoolwork which
undermined children’s ability to succeed
at school and some had to give up
school early as a result. Other schools
did provide extra support for children to
catch up, such as learning advice outside
of school hours, or offered adapted
school hours.

concerns regarding one study was con-  limitations, no/very minor
adequacy because ducted in Lebanon.  concerns regarding coher-
the finding is Two studies focused ence, moderate concerns
based on only only on sickle cell regarding adequacy and
four studies with disease, one on epi- minor concerns regarding
a small amount of  dermolysis bullosa,  relevance
rich data and one on CRPS so

relevance to other

pain conditions is

uncertain
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Summarised review finding limitations Coherence Adequacy Relevance assessment of confidence
35  Children managing pain on their own was No/very minor No/very minor Minor concerns No/very minor High confidence Atkin,*24 Atkin,'?°
less successful in some circumstances, concerns concerns Explanation: Minor concerns Explanation: No/ Atoui,'*® Britton,®°
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for example when the pain was severe. Explanation: Explanation: concerns regarding Explanation: very minor concerns Cartwright,3!

Also children were unable to manage adequacy because regarding methodological Dyson,** Guell,*3?
their own pain when the emotional and there was a limitations, no/very minor Waite-Jones,?¢
physical impacts of their underlying moderate amount concerns regarding Wong,*** Williams,23
condition were severe. External barriers of rich data coherence, no/very Renedo®?

could prevent effective self-management,
for example a lack of physical resources
to manage pain, such as no hot baths

in hospitals. School policies also under-
mined children’s abilities to self-care, thus
triggering or worsening pain. School rules
and practices such as refusing requests
for water or breaks during classes and
enforcing physical exercise classes in
cold environments meant children with
sickle cell disease were prevented from
staying sufficiently hydrated and warm

to avoid painful crises. In contrast, some
children with juvenile idiopathic arthritis
were granted exemptions from physical
exercise classes. Accommodations made
by teachers, such as being excused from
physical education, could be unwanted
by children because it made them stand
out as different from their peers.

At school, children reported experiencing No/very minor

bullying, not being accepted, being
judged and discriminated against by
peers, peer disbelief in their pain, or
peers’ general ignorance and prejudice
about their condition. Younger children
found it harder to deal with discrimina-
tory behaviour than older children who
were more used to it and so had had
time to develop coping mechanisms.

In a country (Lebanon) where sickle
cell disease is high prevalence, a study
did not find evidence of bullying and
marginalisation of children with the
condition at school.

Minor concerns
Explanation: Minor
concerns regarding
adequacy because

Minor concerns
Explanation: Minor
concerns regarding
coherence because
one study con-
ducted in Lebanon
had contradictory

based on only
four studies but a
moderate amount

Moderate concerns
Explanation:
Moderate concerns
regarding relevance
because a limited
range of pain
conditions and
ages of children are
represented. Three
studies are based
only on sickle cell
disease and one is
based on epidermol-
ysis bullosa. Three
studies focus only
on adolescents

minor concerns regarding
adequacy and no/very
minor concerns regarding
relevance

Moderate confidence Atkin,'%> Atoui, 48
Explanation: No/very Dyson,**° Williams'?
minor concerns regarding

methodological limita-

tions, minor concerns

regarding coherence,

minor concerns regarding

adequacy and minor

concerns regarding

relevance
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