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1. Project title

The effectiveness, acceptability and cost-effectiveness of psychosocial interventions for
maltreated children and adolescents: An evidence synthesis

2. Aims and Objectives
Aims

To provide an evidence synthesis of the clinical effectiveness of psychosocial interventions,
relevant to the NHS, for the treatment of maltreated infants, children and adolescents. The
synthesis will take a developmental perspective, considering the implications of maltreatment for
children at different ages, and in different contexts (family, out-of-home placement, clinic etc).

Primary objectives

i) To provide a comprehensive overview of the current state of evidence pertaining to the
wide range of psychosocial interventions available for the treatment of maltreated
children.

i) To identify interventions most likely to be suited to maltreated infants, children and
adolescents of differing ages, types of maltreatment profiles and in different settings.

iii) To review and, where possible, to synthesise the cost-effectiveness evidence for
interventions used to address the adverse consequences of maltreatment.

iv) To examine the acceptability of the available portfolio of psychosocial interventions to
key stakeholders, including children and adolescents, therapists, and other service
providers.

Secondary objectives

i) To identify barriers to the delivery and implementation of those interventions that have
most empirical support, and factors that facilitate their adoption.

i) To identify, from the perspective of key stakeholders including children, young people,
the NHS and NICE, research priorities around interventions for this vulnerable group.

iii) To provide information in a form relevant to, and suitable for, NICE guideline
development.

3. Background

3.1 Maltreatment

Maltreatment has been defined as any act or series of acts of commission (physical abuse, sexual
abuse, emotional/psychological abuse) or omission (neglect) by a parent, caregiver or other
person that leads to harm, the potential for harm, or threat of harm to a child (up to 17 years).
Children may be maltreated within the family, in an institutional or a community setting. The
perpetrators of abuse are usually known to them, but they may be strangers. Whilst most
maltreatment is attributable to adults, child to child maltreatment is also a concern. Some forms
of maltreatment can take place on the internet. Detailed definitions can be found in a number of
guidelines™™. Briefly:

Physical abuse may involve hitting, shaking, throwing, poisoning, burning or scalding, drowning,
suffocating, or otherwise causing physical harm to a child. Physical harm may also be caused when
a parent or carer fabricates the symptoms of, or deliberately induces, illness in a child.
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Emotional / psychological abuse is the persistent emotional maltreatment of a child such as to
cause severe and persistent adverse effects on the child’s emotional development. It may feature
the imposition of age or developmentally inappropriate expectations on children. It may involve:
conveying to children that they are worthless or unloved; not giving them opportunities to express
their views or ‘making fun’ of what they say or how they communicate; seeing or hearing the ill-
treatment of another; being seriously bullied (including cyberbullying), or exploited or corrupted.
Emotional abuse is involved in all types of maltreatment, though it may occur alone. Children
who are the subject of fabricated illness are also subject to emotional abuse, either as a result of
being brought up in a fabricated sick role, or because of an abnormal relationship with their carer,
or disturbed family relationships>°.

Sexual abuse involves forcing or enticing a child or young person to take part in sexual activities,
not necessarily involving a high level of violence, whether or not the child is aware of what is
happening. Activities may involve physical contact, including assault by penetration; non-
penetrative acts and non-contact activities, such as involving children in watching sexual
activities, encouraging them to behave in sexually inappropriate ways, or grooming them in
preparation for abuse (including via the internet). Sexual abuse is perpetrated by men and women,
and can occur between children.

Neglect is the persistent failure to meet a child’s basic physical and/or psychological needs, likely
to result in the serious impairment of his or her health or development. Neglect may occur during
pregnancy as a result of maternal substance abuse. Once a child is born, neglect may involve a
parent or carer failing to provide a child with adequate food, clothing and shelter (including
exclusion from home or abandonment), or failing to protect him or her from physical and
emotional harm or danger, or ensure access to appropriate medical care or treatment. It may
include neglect of, or unresponsiveness to, a child’s basic emotional needs.

Most children experience more than one form of maltreatment, and there is growing recognition
of the need better to take into account children’s profiles of maltreatment in order to improve
policy and practice™ ™ Although maltreatment can result in death, serious injury or impairment
(see below), it is not itself a disorder but an event or exposure; not all maltreated children
experience impairment.

3.2 Prevalence

Child maltreatment poses significant threats to children’s health, development and well-being.
Crime statistics on the number of recorded offences against children, referrals to child protection
services, and the numbers of children for whom there is a child protection plan, are recognized as
an underestimate of the scale of the problem within the UK. As at March 2009, registrations? in
the UK were: England 34,100; Wales 2,512, NI, 2,488 and Scotland 2,682. It is important to note
that these data may not be measuring precisely the same thing in each jurisdiction. Whilst there is
some evidence of a fall in the numbers of violent child deaths in infancy and middle childhood
within the UK, these data are difficult to interpret™ the numbers of children registered in each
jurisdiction has increased steadily from 2002. The 2010 figure for children registered in England
as at March 31% was 45,985 (excluding unborn children). The NSPCC last year published a cross-
sectional, self-report survey of 2,275 children aged 11-17 and adults aged 18-24. Their findings
indicated that 18.6% of the 11-17 year olds ‘had been physically attacked by an adult, sexually
abused, or severely neglected’ and 25.3% of the 18-24 year olds reported severe maltreatment
during childhood™.

! These terms are often used interchangeably. We will use the term emotional maltreatment in this proposal.
> This term is used to describe children for whom there is a child protection plan and children whose names are on child
protection registers. Systems differ within the UK
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3.3 Consequences of maltreatment

The adverse effects of maltreatment can be found in the brain'’ and across multiple domains of
functioning, including physical and mental health and well-being, security of attachment,
cognitive and emotional development, aggression, violence and criminality, and socioeconomic
attainment'®2*. Maltreatment is a non-specific risk factor for a wide range of adverse long term
outcomes, and children who experience multiple forms of maltreatment are at increased risk* 2.
There is also evidence of type-specific risks. For example, Widom et al. found that both child
physical abuse and neglect, but not sexual abuse, were associated with an increased risk for
lifetime major depressive disorder in young adulthood, with children exposed both to physical
and neglect being most at risk?’. A longitudinal study by Kotch et al. % found that neglect within
the first two years of life, in the absence of other forms of maltreatment, predicted levels of
aggression at ages 4, 6, and 8 years. Preschool children exposed to severe physical neglect have
been found to evidence increased rates of internalizing symptomatology and withdrawn
behaviour compared with other maltreated children®.

The impact of maltreatment may depend on the interaction of a number of factors, including the
child’s genetic endowment, age, gender, type(s) of abuse, severity, frequency and duration of
maltreatment, and the availability of protective factors that function to enhance a child’s
resilience®**®. Children who appear to be ‘asymptomatic’ following maltreatment may
nonetheless be at risk for the development of later psychosocial problems, triggered by
subsequent stressors and the need to negotiate key developmental tasks, e.g. forming intimate
relationships, managing interpersonal conflict, becoming a parent, and so on.

For the child who is removed from their birth parents or other primary carers under relevant
legislation, the adverse effects of maltreatment may be compounded by delays arising from
lengthy care proceedings and instability of placements. For infants and young children, these
factors may exacerbate attachment difficulties or disorders. In developing effective interventions,
it is therefore important to understand how and why maltreatment impacts throughout the life
course, and the variables that mediate and moderate adverse sequelae.

37-41 42-46

The economic costs of maltreatment, both to individuals®* ™" and society™ ™, are well
documented. Costs to individuals include adverse effects on physical and mental health; social
and emotional development; cognitive development and levels of educational attainment, and
employment status and earnings. Societal costs include the health and social care costs of illness
or injury, the intergenerational costs of teenage pregnancy and poor parenting; criminal justice
system costs, and losses in productivity.

3.4 Psychosocial interventions

There is a wide range of psychosocial interventions currently provided to children and young
people who have experienced maltreatment, although availability varies enormously*’*°.
Interventions may be delivered in one or more of a range of contexts, e.g. clinic, school,
community. They may include the maltreating parents or entail a change of caregiver, as in
adoption, enhanced foster care or residential care. Interventions may be individual or group
based, or a combination; and both forms may involve only the child or the child and his or her
primary carer/s. Based on intervention studies within the published literature, interventions
provided to maltreated children and adolescents are based on different theoretical underpinnings
and include:

e Interventions based on cognitive theories, including cognitive-behavioural therapy (CBT);
trauma-focused CBT, abuse-focused CBT.
Eye Movement Desensitization and Reprocessing (EMDR).
Interventions based primarily on forms of expression and communication drawn from the
arts, including art therapy; drama therapy; music therapy; play therapy; narrative group
therapy.

e Attachment based interventions
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Interventions based on psychoanalytic theories, offered to the child or parent-child dyads
Family / systemic interventions

Multisystemic therapy (MST)

Peer mentoring

Enhanced foster care, including treatment foster care

Residential care, including models of therapeutic residential care such as CARE® and
Sanctuary®.

Most are commissioned or provided by the NHS. Some are available from a range of voluntary
and private sector providers and some are primarily social care or education based. Currently,
little is known about which modalities particular children and young people need, or would most
benefit from, including the question of a residential treatment approach as opposed to therapy in
community settings.

3.5 Existing research: pilot scoping study of the literature and previous systematic reviews

In preparation for this application, an initial scoping study was undertaken of systematic reviews
published since 2005, concerned with psychosocial interventions for maltreated children. This
confirmed a predominance of reviews (and studies) of primary prevention. We identified 11
published reviews of interventions aimed at maltreated children (see linked document in
application form Systematic Reviews from 2005), plus 6 Cochrane protocols™ . The profile of
these reviews indicates that the existing evidence base is characterized by poor coverage of the
range of available treatments, with a bias towards syntheses of the effects of interventions for
children who have been sexually abused. Apart from two Cochrane protocols under
development®’, the most recent systematic review of attachment interventions was published in
2003%. Even when reviews are examining a wide range of interventions, included studies are
generally dominated by studies of cognitive-behavioural interventions; a bias most likely arising
from other inclusion criteria, such as study design.

3.6 Economic evaluations

As with studies and reviews of interventions, most studies of the cost-effectiveness of
interventions appear to have focused on primary prevention rather than secondary and tertiary
prevention, or the treatment of children who have experienced maltreatmente.g.” 2. A review by
Goldhaber-Fiebert et al. " identified 19 reviews and 30 original papers reporting research on the
costs and effectiveness of interventions for children at risk of (the majority), or already involved
in, child welfare (protection) services. They observe that existing model-based evaluations of
secondary prevention have, so far, used ‘relatively simple multiplicative decision trees” which do
not reflect the variety of pathways that children follow, how these may impact on the
effectiveness of subsequent interventions, or adequately address factors such as the child’s age (p.
737). They conclude that current epidemiological data, combined with evidence from well
conducted outcome studies and improved modelling techniques, make it timely to revisit the cost-
effectiveness of interventions for maltreated children.

3.7 Quality and coverage of existing evidence

Existing reviews suffer from a number of other weaknesses’*. These include: i) searches that are
out of date, have restricted search dates or language restrictions; ii) the predominance of research
conducted in North America with little or no consideration of the generalisability of evidence to
other policy contexts; iii) a failure adequately to consider the maltreatment profiles of study
participants; iv) a failure to explore the logic models underpinning included interventions; v)
inadequate, and sometimes no, consideration of the risk of bias of included studies; vi)
heterogeneity of outcomes and measures used, and vii) a failure to consider acceptability or
accessibility for children and their families.
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Children who have experienced abuse and neglect can be difficult to engage, because of the
impact of maltreatment on their views of the trustworthiness of adults. Evidence from a recent
NSPCC survey indicated that around 80% of young adult women reported that they had talked to
professional when hurt by a caregiver, compared with just 18% of boys. Boys tended to confide
later, to partners. Seeking help from a professional was not always thought to have brought about
a better outcome. Carers can feel excluded from some therapeutic approaches and their
involvement may be critical. To our knowledge, no existing review has yet explored these issues.

Most reviews restrict their inclusion criteria to randomised trials or quasi-randomised trials.
Whilst this is an appropriate threshold for assessing efficacy and effectiveness, the exclusion of
other types of study that might provide valuable information may be premature in a field where
ethical and technical challenges are considerable. Whilst it is arguably unethical to expose
maltreated children to interventions of unknown effectiveness, the technical challenges of
implementing randomised trials of maltreatment interventions can result in studies with high risk
of bias™ " or very little useful information.

3.8 Questions that remain unanswered

Currently, a significant problem for clinicians and policy makers is the absence of a
comprehensive overview of the relative effectiveness of the wide range of interventions currently
made available to children who have experienced maltreatment. It is uncertain:

i) What interventions are effective, for which children, with what maltreatment profiles, in
what circumstances?

i) Where two or more interventions might be appropriate, which is most likely to be
effective?

iii) What interventions are of no benefit, or may result in harm?

iv) What interventions are most accessible and acceptable to carers, children and young
people?

In addition, policy makers and commissioners of services and research currently lack information
on the economic benefits of interventions, and the potential value of undertaking future research.
This study will establish what we know about the answers to each of these questions.

4. Approach to the proposed study

To ensure relevance, maximise implementation and facilitate the subsequent development of
NICE Guidelines, it is important that key stakeholders are closely involved in the review process.
Their involvement will ensure that relevant questions are asked, that meaningful outcomes are
identified, and that the interpretation of evidence and the conclusions drawn from it, reflect the
realities of maltreated children within the UK. They can also help to identify potential barriers to
the implementation of any NICE guidelines that might follow.

We will therefore establish three advisory groups: two young persons’ advisory groups (including
young people who have been looked after) and a professionals’ advisory group. The
professionals’ advisory group will comprise practitioners from the range of professions involved
in the management of maltreated infants, children and young people, including foster carers and
residential care workers. We will consult these groups at the outset of the review process (see
section 7) and again when a draft report is ready. The initial consultations will take place in
parallel with protocol development, and will focus on identifying the needs of the child / young
person and the setting in which they are cared for, and the outcomes that matter to them. The final
meetings will take the form of consensus meetings, and will provide an opportunity to ‘reality
test’ the conclusions of the evidence synthesis, its applicability to the UK context, and to explore
their views of the barriers to implementation, training needs etc.
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5. Planned Investigation

We will address our research objectives by searching the published and unpublished literature and
conducting an evidence synthesis of i) studies of the effectiveness of psychosocial interventions
provided for children and adolescents who have suffered maltreatment, ii) the cost-effectiveness
of interventions, and iii) studies of their acceptability to children, adolescents and their carers.
The inclusion criteria will be tailored to those objectives, and the proposed evidence syntheses
will be conducted in accordance with guidance provided by the Cochrane Collaboration’’ and the
Centre for Reviews and Dissemination’®. Outcomes will be assessed and presented using GRADE
Pro software (http://ims.cochrane.org/gradepro) and in accordance with methodology specified by
the National Institute of Health and Clinical Excellence
(http://www.nice.org.uk/guidelinesmanual). The final study protocol is registered with
PROSPERO.

5.1 Proposed Inclusion/Exclusion Criteria

Population/participants Children aged 0-17° who have experienced any form of maltreatment.
Whole studies will be included if recruitment is targeted at, or otherwise biased towards,
maltreated children and young people of this age range. We will also include appropriate results
from any study where data are reported separately (or are obtainable) for maltreated participants
(as opposed, for example, participants suffering other kinds of trauma such as violent assault by a
stranger). We will use subgroup analyses to explore the impact of age and setting on outcomes of
intervention. We recognize that not all maltreated children will be ‘symptomatic’. Rather than
excluding studies in which children are recruited on the basis of experiencing an event or series
of events, we will explore the impact of the existence of symptoms on outcome (see below).

We will exclude studies which are not targeted at/do not include maltreated children e.g.
psychosocial interventions for depression, where participants do not include maltreated children.

Interventions Any psychosocial intervention provided to maltreated infants, children or
adolescents in any setting (e.g. family, community, residential), and by any provider, aiming
specifically to address the sequelae of any form of maltreatment, in any setting (e.g. family,
institution, school), with or without the involvement of a carer or carers. Examples of eligible
interventions are listed above (3.4). Subgroup analyses will be used to explore the effect on
outcomes of setting or provider, whether or not the intervention was provided with or without
adjunctive treatments; format, frequency and duration of intervention.

Types of study design The study designs included for each part of the synthesis are:

i) Synthesis of evidence of effectiveness: All controlled studies (randomised trials, quasi-
randomised trials, quasi experimental controlled studies and controlled observational studies), in
which psychosocial interventions are compared with no-treatment, waitlist-controls, ‘treatment as
usual’ and ‘other treatment controls’. Where no controlled effectiveness studies are identified,
other designs will be evaluated in order to inform future research priorities.

We will exclude case studies, descriptive studies, editorials, opinion papers, evaluations of
pharmacological or physical interventions without an adjunctive psychosocial component.

ii) Acceptability: Any study that (1) asks participants for their views, irrespective of study design
(and including qualitative research), or (2) provides quantitative data on non-participation,
withdrawal and adherence rates, as part of an effectiveness study.

iii) Decision-analytic modelling: Uncontrolled designs, such as uncontrolled costing studies, may
be included as part of the decision-analytic modelling (see also below).

? Because i) young people in care remain entitled to support up until the age of 25; ii) the effects of maltreatment are not
always immediate, and iii) to minimize ‘loss of data’, we will include studies in which maltreatment took place before 17,
but participants are aged up to 25.
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Outcomes We will not use ‘outcomes’ as inclusion/exclusion criteria. We will map treatment
goals and measures used in order to inform research priorities, and as part of an examination of
the underpinning ‘logic model’ of interventions. We will finalise a set of primary and secondary
outcomes, and meaningful time points for their assessment, following consultations with key
stakeholders. Likely primary outcomes for children will include the following domains: i)
psychological distress/mental health (particularly PTSD, depression and anxiety, self-harm); ii)
behaviour (particularly internalizing and externalizing behaviours); iii) social functioning,
including attachment and relationships with family and others; iv) cognitive / academic
attainment, and v) quality of life (see section 6). Secondary outcomes will include: a) substance
misuse; b) delinquency; c) resilience, and d) acceptability. In addition we will examine carer
distress, carer efficacy (the degree to which they feel empowered to care for the child
appropriately and safely) and, where appropriate, placement stability. Data on core outcomes will
be extracted for all studies (where available) and the evidence will be presented in GRADE
profiles.

The range of outcomes and measures used in this research area is extensive and presents a
considerable challenge to developing a robust evidence base. As part of this study, appropriate
links will be made with the Core Outcome Measures in Effectiveness Trials (COMET) initiative.

5.2 Search Strategy

Research, professional, policy and grey literature will be searched using systematic and
comprehensive search strategies in appropriate databases and on the Internet

1. Searches will be undertaken on electronic databases for i) health and allied health
literature (MEDLINE, CINAHL PSYCIinfo, EMBASE, Cochrane Central Database of
Controlled Trials (CENTRAL), Cochrane Database of Systematic Reviews, Database of
Reviews of Effectiveness (DARE), Science Citation Index-expanded, Health
Management Information Consortium (HMIC)); ii) social sciences and social welfare
(International Bibliography of the Social Sciences (IBSS), Social Services Abstracts,
Social Care Online, ChildData, , Sociological Abstracts, Social Science Citation Index,
National Criminal Justice Reference Service Abstracts, Campbell Library ); iii) education
(ERIC, AUEI, BRIE) iv) other evidence-based research repositories (metaRegister of
Controlled Trials (mRCT), HSRProj, UK Clinical Research Network Study Portfolio,
Database of Promoting Health Effectiveness Reviews (DoPHER), The Trials Register of
Promoting Health Interventions (TRoPHI); v) economic databases (the NHS Economic
Evaluation database (NHS EED), the Paediatric Economic Evaluation database (PEDE),
the Health Economic Evaluations database (HEED), the American Economic
Association’s electronic bibliography (EconLit) and the IDEAS economics database. We
will also use our knowledge of existing sources of data including NHS cost information®
and national sources of unit costs for health and social care services® in costing services
for economic evaluations.

2. Material generated by user-led or voluntary sector enquiry will be identified via
OpenGrey, searching the internet (using Google and Google Scholar) and browsing the
websites of relevant UK government departments and charities e.g., Mental Health
Foundation, Barnados, Carers UK, Childline, Children’s Society, Depression Alliance,
MIND, AnxietyUK, NSPCC, Princess Royal Trust for Carers, SANE, The Site, Turning
Point, Young Minds.

3. Additional studies will be identified by scanning the bibliographies of recent reviews and
newly retrieved articles, by brief targeted author searches and forward citation searching,
through requests to members of an advisory panel (see below) and the establishment of a
website for the review through which additional references can be submitted. Authors of
ongoing and recently completed research projects will be contacted directly to enquire
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whether or not the research has been completed and if there are any subsequent
publications.

Search terms relating to the key concepts of the review will be identified via i) discussion
between the research team and Information Scientists working for the Cochrane Developmental,
Psychosocial and Learning Problems Review Group and the Cochrane Depression, Anxiety and
Neurosis Group, ii) scanning the background literature and iii) consulting the controlled
vocabulary lists of relevant databases (e.g. MeSH terms in MEDLINE). All databases will be
searched from their inception to the date of the search. No language limits or study methods
filters will be applied. The relevance of international literature and initiatives to the UK health
system will be considered against the stated inclusion criteria, in conjunction with stakeholder
consultation regarding the acceptability and feasibility of future service implementation.

5.3 Selection of studies

All potentially eligible records will be imported into Endnote 10, a bibliographic referencing
software programme, and duplicate references identified and deleted. One reviewer will first
screen titles and abstracts, and remove any that are obviously irrelevant (e.g. not concerned with a
psychosocial intervention or with maltreated children or young people; not an evaluation study).
A second reviewer will check a sample of these. Two reviewers will then independently screen
the remaining titles and abstracts against the inclusion/exclusion criteria. A measure of inter-rater
reliability will be recorded. Where there is sufficient information and agreement between
reviewers that a title is not relevant, it will be discarded and a record maintained of the reasons
for exclusion at this stage. Where potentially relevant studies are published as abstracts, or where
there is insufficient information to assess eligibility or extract the relevant data, authors will be
contacted directly. When both reviewers agree on inclusion, and whenever there is disagreement
or uncertainty, the full text article will be obtained. Two reviewers will independently read full
reports and determine whether these meet the inclusion criteria. Any unresolved disagreements
will be discussed with the study team. Within the final report we will document the principal
reason for exclusion of any study, the title or abstract of which might lead one to expect that it
met inclusion criteria.

5.4 Data extraction and management

For each included study, two review authors will independently extract and record the following
data using a piloted data collection form: study design and methods, sample characteristics,
intervention characteristics (including theoretical underpinning of services, delivery, duration,
outcomes and within-intervention variability), outcome measures and assessment time points.

In the event of disagreements, reviewers will first discuss with reference to the study papers or
other information. Where necessary, study investigators will be contacted for clarification,
missing information or data in a different format (e.g. raw rather than adjusted). Any differences
that cannot be thus resolved will be discussed with the whole team. We will collect information
on study design and implementation in a format best suited to the assessment of risk of bias®. We
will collect raw (unadjusted) results in preference to adjusted results, both for consistency of
interpretation across studies and because we think this choice of analysis is less susceptible to
selective reporting bias (in particular, the strategy prevents the possibility of a biased selection of
covariates for inclusion in the model). However, we acknowledge that the approach may be more
open to biases introduced by differences at baseline (e.g. due to differential drop-out). We will
compare baseline characteristics between arms and across studies and consider using meta-
regression to adjust for baseline imbalance.

5.5 Assessment of risk of bias/study quality

We will use the Cochrane Collaboration's tool for assessing risk of bias within effectiveness
studies, and make use of additional guidance for non randomised trials®*. Qualitative data on
acceptability will be quality assessed against the relevant CASP tool® and the principles of good

8
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practice for conducting social research with children. The quality of data included within the
economic evaluation will be assessed via quality hierarchies of data sources for economic
analyses. The quality/risk of bias of all eligible studies will be assessed, but no study will be
excluded from the acceptability phase of the review on the basis of its strength of evidence.
Wherever possible, the relative impact of methodological weaknesses on the findings will be
explored in sensitivity analyses.

5.6 Data Synthesis: Effectiveness studies

We will first map all studies of interventions against type of maltreatment (specific or multiple)
and goals of treatment (outcome domains and measures). Interventions will be classified into
different intervention types using a simple classification system (for example, whether the
intervention has a given component e.g. psychodynamic, cognitive). Priority will be given to
randomised and quasi-randomised trials, followed by non-randomised studies with comparison
groups. We will perform sensitivity analyses to the inclusion of the quasi-randomised and non-
randomised studies. We will assess clinical heterogeneity by comparing important participant
factors amongst studies (e.g. age, gender, and ethnicity) and trial/study factors (risks of bias, co-
interventions), and describe statistical heterogeneity.

If some primary studies report an outcome as a dichotomous measure and others use a continuous
measure of the same construct, we will convert results for the former from an odds ratio to a
standardized mean difference, provided that we can assume the underlying continuous measure
has approximately a normal or logistic distribution (otherwise we will carry out two separate
analyses). Missing data will be sought from study authors, described for each included study and
the extent to which they might alter the conclusions of the syntheses will be discussed. The extent
to which primary analyses are sensitive to missing data will be assessed using the strategy
recommended by Higgins®.

Where interventions are similar and appropriate data are available (or can be obtained) evidence
synthesis will be performed to pool the results. As clinical and trial heterogeneity are to be
expected (even similar interventions are provided under different circumstances, by different
providers, to different groups), we will use a random effects model, taking care to interpret the
summary result as an estimate of the average treatment, rather than the common effect®®. We will
then extend this analysis by fitting Network Meta-Analysis models to explore the effectiveness of
different types and different components of interventions®®. This approach will enable us to
estimate and adjust for bias within and across study designs®®. These more complex synthesis
models will be fitted with Bayesian methods using Markov Chain Monte Carlo simulation in
WinBUGS?'.

Where possible, we will explore the extent to which age, maltreatment history (including whether
intra- or extra-familial), time since maltreatment, care setting (family / out-of-home care
including foster care/residential), care history, and characteristics of intervention (type, setting,
provider, duration) moderate the effects of psychosocial interventions. Where possible,
publication bias and small study effects will be investigated using standards methods (e.g. funnel
plots) and also within the synthesis models®. Where the data do not support such methods, the
likelihood of publication bias will be summarized narratively.

5.7 Data Synthesis: Acceptability

A synthesis of acceptability data will be undertaken, using a narrative approach to synthesis®.
Studies will be grouped into theoretically significant subgroups, providing the basis for subgroup
syntheses. The structure of this narrative will be informed and framed by the content and
methodological expertise available within the research team, and consultation with the young
persons’ advisory groups.
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6. Evidence of Cost-effectiveness

The objectives of the economic component of the proposed work are i) systematically to review
the economic evidence relating to interventions designed to improve outcomes for maltreated
children and ii) to produce a decision-analytic model to explore their expected cost-effectiveness.

6.1 Included studies

Synthesis of the cost-effectiveness evidence will prioritise randomised controlled trials, quasi-
experimental controlled studies and controlled observational studies (cohort studies and case
control studies). Other designs (i.e. uncontrolled costing studies) may also be included for the
purpose of populating the decision model.

6.2 Decision analysis

Data from the systematic review will be used to populate a decision-analytic model to explore the
expected cost-effectiveness of the different types of intervention identified in the review, for
which adequate resource use, cost and effectiveness data are available. Decision analysis is a
structured way of thinking about the likely impact of a decision and involves the construction of a
logical model to represent long-term costs and outcomes, in order to inform resource allocation
decisions under conditions of uncertainty® . Rather than waiting for the results of a formal
evaluation, in decision analysis resource allocation is explored by modelling existing data on
costs, outcomes and probabilities from a range of possible sources including completed studies,
from the literature or from expert opinion, to generate more timely results. In the proposed model,
data will primarily come from the review. Once constructed, the assumptions and the data used in
a model can be amended as more relevant and up-to-date information becomes available. This is
particularly valuable in areas, such as this one, where little rigorous evidence is available.

6.3 Data

The primary cost perspective of the analysis will focus on health and personal social services,
although additional perspectives (e.g. education, the young person and their family) will be
explored if data are available. Dependent on data availability, outcomes will be guided by the
data available from the systematic review, although with a preference for validated generic or
population-specific quality of life measures.

The model will be populated primarily by data from the systematic review. Estimates of
intervention efficacy/effectiveness will be taken from the synthesis modelling work, adjusted for
bias if appropriate. Where gaps in the literature exist, consultation with experts (including service
providers and other stakeholders - see Section 7) will be undertaken. The decision model is thus
likely to be populated by data taken from sources of varying quality. The quality of data included
will be assessed with reference to quality hierarchies of data sources for economic analyses® and
the impact of poorer quality data explored in sensitivity analyses, as described below.

6.4 Data analysis

Decision analyses will be carried out using TreeAge Pro software. The decision model structure
will be guided by the results of the systematic review. Whilst a simple decision tree structure may
be sufficient for the proposed work, decision trees are limited by their fairly simplistic
representation of reality and they can often become unwieldy as attempts are made to make them
sufficiently complex to model real-world scenarios. A Markov model may provide a useful
alternative since they are better able to deal with more complicated structures and are often used
when costs and outcomes need to be considered over longer periods of time. Markov modelling
will therefore be considered if a more® sophisticated approach is deemed appropriate®.

Decision analytic modelling often relies on assumptions and data of variable quality. Uncertainty
will be characterized by assigning distributions to each model input and applying Monte Carlo
simulation techniques. For intervention effect parameters, the Markov Chain Monte Carlo
simulations from the synthesis models will be used, in order to preserve correlations between
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parameters. Probabilistic sensitivity analysis will be used to explore the impact of uncertainty on
key model parameters®,

6.5 Value of information analysis (VOI)

Cost-effectiveness analysis enables a decision as to which is the most cost-effective intervention
for a given monetary value assigned to the effectiveness outcome. However, there may be
uncertainty in the effectiveness and cost parameters that feed into the cost-effectiveness model,
which in turn may lead to uncertainty in the optimal decision. In other words, if the technology
which on average is best is adopted, then there is a chance that a wrong decision has been made,
and in fact an alternative intervention may have been better. A value of information (VOI)
analysis quantifies the chance that a wrong decision is made and the associated loss in monetary
value of the effectiveness outcome from using a sub-optimal intervention. VOI therefore
measures what is lost by making decisions with uncertainty, and so provides a formal quantitative
assessment of the extent to which further primary research to reduce uncertainty is warranted and
may also be used to target where additional research will be most valuable. We will calculate the
Expected Value of Perfect Information (EVPI) to find the maximum value that can be obtained
by eliminating uncertainty on all of the parameters that feed into the cost-effectiveness analysis.
If EVPI is large enough to suggest that there may be value in collecting further information, we
will also calculate the Expected Value of Perfect Partial Information (EVPPI) to identify which
particular parameters or subsets of parameters (for example, relative efficacy on particular types
of interventions, costs, utility mappings etc.) there is greatest value in collecting further research
on. If the EVPPI calculations indicate that there may be value in collecting further information on
a particular subset of parameters, we will calculate the Expected Value of Sample Information
(EVSI) to identify the optimal study design to collect further information. All analyses will be
carried out using the statistical software R.

The results of this VOI analysis will be useful to assist in prioritising future research.

7. Consultations with stakeholders, including Service Users

7.1 Young peoples’ Advisory Groups

Two young people’s advisory groups will be set up at the start of the project, one in Bristol and a
second in Belfast, to advise i) on general issues relevant to the experience of treatment from
professionals concerned with maltreated children, ii) the factors that enhance acceptability, and
what outcomes matter most to children and adolescents. The DECIPHer Involving People Officer
will provide us with advice and guidance on involving young people in this research and will help
us strengthen existing links and contacts to identify young people suitable and willing to be on
the Young Peoples’ Advisory Group. Due to the age spread and vulnerability of this group,
participants in the Young Peoples’ Advisory Group will need to be adequately supported. For
example, our NSPCC co-applicant (Cotmore) can facilitate access to NSPCC regional youth
participation groups across the country, all of which are facilitated by NSPCC staff. The support
provided by the NSPCC staff and participation team will enable the involvement of people
younger than 16 years, but the majority will be 16 or over. VOYPIC also provide adequate
training, support and mentoring for this work. We also have links with the Education of Children
Looked After Service in Bristol, which may be able to help identify suitable participants.

Meetings will be convened near the start of the project and towards the end, when a draft report is
ready. Taking account of the time and resources invested by participants in our Young Peoples’
Advisory groups, our meeting timetable will maximise the scope for input at key stages of the
project, whilst balancing the expected workload of these groups and the resources required to
adequately support them. Stakeholder meetings in months 1-3 will ensure that all advisory groups
can contribute to more detailed planning of the project, framing specific questions and
influencing data collection and interpretation. Stakeholder meetings between months 16-18 will
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allow for input into and comments/feedback on the evidence synthesis work and consensus
development draft recommendations from the project. It may be advantageous to meet more
frequently with these groups, not least because of the breadth of the review i.e. having meetings
more frequently to examine particular issues/sets of findings, as well as early discussions about
what is important. Should this be deemed useful, to avoid undue burden on participants, , our
NSPCC lead (Cotmore) could facilitate online options where appropriate. The NSPCC also have
a secure networking site which about 50 young people (aged 15 to 18) are signed up to and which
could provide opportunities for "live facilitated chats".

Both centres will draw on established organisational arrangements for consulting with young
people in meaningful ways. In Bristol, the Centre for the Development and Evaluation of
Complex Interventions for Public Health Improvement (DECIPHer, UKCRC Public Health
Centre of Excellence) will facilitate consultation. DECIPHer mainly undertakes research on
children and young people, and has a dedicated Involving People Officer who will facilitate
consultation. In Belfast, VOYPIC (Voice of the Child in Care) will facilitate consultation.
VOYPIC has dedicated facilitators experienced in consulting with young people in
care/previously in care.

7.2 Professionals’ Advisory Group.

Whilst the research team includes experienced clinicians and wide professional representation,
we think it is important to involve others in shaping the work, interpreting the evidence, and
drawing conclusions from it. We therefore propose establishing a Professional Advisory Group of
some 50 professionals from a range of disciplines, including mental health nurses, GPs,
psychologists, psychiatrists, social workers, teachers and foster carers. Stakeholders would be
drawn from a range of settings (tertiary care, CAMHS, residential care, community etc) and
providers (NHS, private and voluntary sectors). We propose two meetings to be held in Bristol,
one at the outset of the study and one towards the end, when a draft report is ready. The second
meeting will take the form of a consensus meeting (see 4 above).

A number of paediatricians and child protection nurses in different parts of the UK have
expressed their willingness to join the Professionals’ Advisory Group, including Nuala Toner
(Children’s Services Manager, Community Nursing, Belfast Health & Social Care Trust), Jacalyn
Mathers (Designated Nurse for Safeguarding Children, NHS Bristol), Celina Grant (Early
Intervention Section Manager and Lead Nurse for Lambeth CAHMS, London), Catherine Powell,
Consultant (Designated Nurse Safeguarding Children, St James’ Hospital Trust, Portsmouth),
Jane Schulte (Designated Doctor for Child Protection, Bristol and South Glos), Alison
Livingstone (Consultant Community Paediatrician, Spring House, Child Development Centre,
Antrim), Colin Michie (Consultant Senior Lecturer in Paediatrics, Paediatrics, Ealing Hospital,
London).

Consulting with a wide range of professional stakeholders will help ensure relevance to the
UK/NHS, and facilitate the subsequent development of NICE Guidelines. It will also help to
identify the potential barriers and facilitators to implementation from the perspective of i) those
involved in identifying children who need psychosocial interventions as a result of maltreatment,
ii) those responsible for referring them to appropriate services, and iii) those delivering services.
Research evidence is one of a number of factors that influence clinical decisions regarding the use
of particular psychosocial interventions. The weight afforded research may depend on many
factors, including the perceived match between the characteristics of research samples and those
of patients or clients seen in ‘real life’; the appropriateness of manualised treatments that might
be thought not address the very individual needs of each patient, and the view that treatments that
do well in the research literature are biased towards those interventions that are most easily
manualised®. In addition, there may be challenges to implementation that are not evident from
the included studies, particularly when these are conducted in policy contexts other than the UK.
Clinicians may not have the requisite skills or training opportunities; resources may be such that,
of two effective interventions, the one that is the less effective of the two might nonetheless be

12



Churchill January 2012 HTA no 11/110

more likely to be of use in a particular clinical setting. Consultations with professionals will help
identify and prioritise key issues.

Project timetable and milestones

Preparations for consultations with stakeholders have already begun. The following is a summary
project timescale.

Months 1-3 Meeting to initiate project; develop protocol and search strategy. Hold stakeholder
meetings; finalise protocol and data extraction tool in light of feedback from Advisory Group
meetings. Months 4-6 Conduct searches; exclude irrelevant articles; obtain full text papers of
likely studies. Finalise list of included studies in consultation with steering committee. Map
studies by intervention, study design, participants, setting and goals; commence undertake data
extraction and assessments of risk of bias. Months 7-9 Continue data extraction, assessments of
risk of bias and correspondence with authors; data entry and resolution of data problems. Months
10-12 Synthesis of effectiveness evidence, and acceptability evidence. Months 13-15 Synthesis of
evidence of cost-effectiveness; preparation of HTA report. Months 16-18 Consensus day
conference with Professionals Advisory Group to consider findings of evidence synthesis.
Finalise HTA Report. There is limited contingency available within the above timescale. If
unanticipated and unavoidable delays were to occur, the research team would cover these at no
additional cost to the funder.

8. The review team

8.1 Expertise of the team

The combination of methodological, professional, content and clinical expertise within the
research team means that it is very well qualified to deliver the proposed research. Team
members come from a range of disciplinary and professional background, including psychology
(Bowes, Churchill, Fisher, Livingstone), psychiatry (Glaser, Rutter), epidemiology (Churchill,
Fisher), qualitative research methods (Campbell, Audrey), health economics (Byford, Welton),
multi-parameter evidence synthesis modelling (Welton), information science (Anderson),
sociology (Audrey) and social work and youth work (Macdonald, Audrey respectively).
Macdonald, Churchill and Byford bring the necessary methodological expertise, and Churchill
and Macdonald also bring content expertise in mental health (Churchill) and maltreatment
(Macdonald). These three will, between them, supervise the three people employed to work on
the review (Livingstone 100%, Bowes 50% and Carey 40%).

Two are Coordinating Editors of the most relevant Cochrane Review Groups: Developmental,
Psychosocial and Learning Problems (Macdonald) and Depression, Anxiety and Neurosis
(Churchill), and both have close links with other relevant review groups. Byers is co-convenor of
the Campbell and Cochrane Economics Methods Group. Bowes, Fisher, Glaser, Macdonald,
Mezey and Rutter all have content expertise in relation to maltreatment and its consequences, and
have published in this area. Eight members of the team are trained and experienced in systematic
review procedures (Anderson, Byford, Campbell, Churchill, Livingstone, Macdonald, Welton).
We also have experience of advanced synthesis methods for multiple treatments (Network Meta-
Analysis) (Welton, Churchill), including complex interventions (Welton) and bias modelling
(Welton), and run international courses in synthesis methods for Network Meta-Analysis
(Welton) and Evidence Synthesis for Decision Modelling (Welton). We have a national and
international reputation for our work with mental health services (Byford, Churchill, Glaser,
Macdonald), child and adolescent mental health (Byford, Churchill, Macdonald, Mezey) and the
completion of systematic reviews and/or economic evaluations to inform healthcare policy and
practice, including reviews of psychosocial interventions for maltreatment (Byford, Campbell,
Churchill, Livingstone, Macdonald).
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We have undertaken externally-funded systematic reviews on a wide range of health and social
care issues, (Macdonald, Livingstone) and the treatment of mental health problems more widely
in children and young people (Campbell, Churchill, Macdonald). We have also published, or are
currently involved in, meta-analyses of the clinical and cost-effectiveness of minimal
interventions for common mental health problems (Churchill), antidepressants for depression and
psychological interventions for depression, anxiety and other common mental disorders in
children and adults (Churchill), antidepressants for depression according to symptom severity
(Welton), and interventions for children and young people of parents with serious mental illness
(Byford, Churchill). Macdonald has evaluated the effectiveness of training schemes for foster
carers (Macdonald) and is currently completing a study of the effects of introducing a therapeutic
approach to residential care for looked after children. Cotmore (NSPCC) is Head of Evaluation,
and responsible for evaluations of NSPCC interventions provided to maltreated children.

8.2 Effective team working

Although members of the team are located at a number of institutions, all have experience of
working with colleagues from other disciplines and at different locations, including
internationally. Most have worked together, in various combinations, on one or more projects
(e.g. Churchill, Macdonald, Welton, Bowes, Byford, Campbell, Riches, Fisher). Macdonald,
Glaser and Bowes have experience of working with the NSPCC, and collaborators have a number
of existing relationships with other team members and the applicants. A small steering committee
comprising Churchill, Macdonald, Glaser and Riches will meet regularly throughout the study to
assure quality and address any issues arising. We plan to hold a one-day planning meeting of all
team members at the start to enable efficient and effective team working. Full use will be made
during the project of email communication, web-based applications, teleconferencing and
videoconference where appropriate.

9. Expected outputs
The proposed work will, minimally, result in the following outputs:

i) A comprehensive, accessible overview of the current state of evidence pertaining to the wide
range of psychosocial interventions currently used in the treatment of maltreated children.

ii) A synthesis of the evidence relating to the effectiveness of psychosocial interventions, taking
into account age, type of maltreatment or maltreatment profile and setting.

iii) A summary of those interventions most suited, or most likely to be suited, to children with
particular maltreatment profiles.

iv) A synthesis of the cost-effectiveness of interventions used to address the adverse
consequences of child and adolescent maltreatment.

V) A synthesis of the acceptability of the available portfolio of psychosocial interventions to key
stakeholders, including children and adolescents, therapists, and other service providers, and the
factors that impede or facilitate dissemination and implementation.

vi) Future research priorities and research value as judged from the perspective of the UK NHS
and Personal Social Services will be identified.

vii) Consensus and dissemination meetings.

In addition, we will run an appropriately timed workshop for key stakeholder groups in order to
cascade the findings of the review to different user groups and to maximise opportunities for
dissemination. Ideally we would plan this workshop to coincide with a suitable conference
already attended by our target audience, such as the annual meeting of the British Association for
the Study and Prevention of Child Abuse and Neglect. In addition, we plan to hold a smaller
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workshop in Bristol for key representatives from children services and charitable organisations
such as Barnados.

We will adhere to PRISMA guidelines® and submit a final report to the HTA programme, for
publication as monograph in the health technology assessment series. A series of publications
describing different aspects of the project (e.g. effectiveness, cost effectiveness, acceptability)
will be written and submitted to high impact academic and practice journals. Where possible, and
as appropriate, opportunities to update or produce Cochrane reviews will be explored with the
relevant Cochrane group. Abstracts will be submitted to relevant major national and international
conferences. Future research priorities and research value as judged from the UK NHS
perspective will be communicated to the HTA and also to other key research funders and research
producers (e.g. the Cochrane collaboration).
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