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ABSTRACT

Objectives To engage children and young people with
conditions that impair learning, their parents/carers

and the health, education, social work and third sector
professionals to identify and prioritise research questions
for learning difficulties.

Design Prospective surveys and consensus meeting

guided by methods advocated by the James Lind Alliance.

Setting Scotland.

Methods The Priority Setting Partnership came together
through discussion and collaboration between the
University of Edinburgh, Scottish charity The Salvesen
Mindroom Centre and partners in the National Health
Service, education services and the third sector. A
steering group was established. Charity and professional
organisations were recruited. Suggested questions

were gathered in an open survey and from research
recommendations by the National Institute for Health
and Care Excellence and Scottish Intercollegiate
Guidelines Network Guidance. Suggested questions and
recommendations were summarised into 40 indicative
research questions. These indicative questions were
verified as uncertainties from research evidence.
Respondents each nominated up to 10 questions as
research priorities in an interim survey. The 25 highest-
ranked questions from the interim survey were prioritised
at the final priority setting workshop.

Participants 367 people submitted suggestions (29
individuals affected by learning difficulties, 147 parents/
carers and 191 professionals). 361 people participated
in the interim prioritisation (41 individuals, 125 parents/
carers and 195 professionals). 25 took part in the

final workshop (5 young people, 6 parents and 14
professionals).

Results Top three research priorities related to (1)
upskilling education professionals, (2) best education and
community environment and (3) multidisciplinary practice
and working with parents. Top 10 included best early
interventions, upskilling health, social and third sector

,! Sinead Rhodes,' Katherine Cowan,? Anne O'Hare'

Strengths and limitations of this study

» The first opportunity to date for individuals affected
by learning difficulties, their parents/carers and the
professionals who work alongside them to contrib-
ute research suggestions and have an equal say in
shaping the learning difficulties research agenda.

» The involvement of professionals from the educa-
tion sector: among the respondents who complet-
ed the surveys, about one-third were educational
professionals.

» Young people accounted for one in five of the partic-
ipants at the workshop, making this workshop one
of the most inclusive of young people to date, among
all those conducted by the James Lind Alliance.

» Active engagement and participation of organisa-
tions and people from across Scotland: respondents
from 28 and 27 participated in the first and sec-
ond surveys, respectively, out of 32 Scottish local
authorities.

» Refined questions are broad, resulting mainly from
the wide range of conditions covered by our defini-
tion of learning difficulties and the process of refin-
ing a large number of individual suggestions into a
manageable shortlist of overarching questions.

Conclusions Results will now be a resource for
researchers and funders to understand and resolve
learning difficulties and improve the lives of those affected
with childhood onset conditions that result in learning
difficulties.

INTRODUCTION

Childhood onset conditions that affect
learning are common and associated with
reduced health and wellbeing, for the
individual and their families.! Many are
heralded by delayed development in the

professionals, support for families, identifying early signs S
Dr Ai Keow Lim; and symptoms, effective assessments and strategies preschool years” and most developed health
ak.lim@ed.ac.uk against stigma and bullying and to live independent lives. services operate universal and targeted
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developmental screening and surveillance programmes
to facilitate early identification® and intervention.* Most
school age children with learning difficulties will be
educated in mainstream schools, in line with the UNICEF
position that children with disabilities receive their
education alongside their peers,” but there is highly vari-
able practice internationally with a sevenfold difference
in children and young people (CYP) recorded as having
special educational needs across Europe.® There is under-
ascertainment for conditions such as intellectual disability
across the world, with explanations thought to include
stigma and discrimination.” The aetiology and the impact
of these conditions are complex, with a host of biological®
and psychosocial determinants reducing academic attain-
ments,g_11 which themselves result in poorer life chances,
that then impact further on health and wellbeing.'* Fami-
lies affected by learning difficulties can be stressed and
uncertain about their choices and professionals voice
concerns about their expertise in supporting those CYP
with learning difficulties and educational needs." For the
purposes of this project: a learning difficulty is ‘a problem
of understanding or an emotional difficulty that affects a
person's ability to learn, get along with others'* and follow
convention’."” On a day-to-day basis, learning difficulties
can be many things including struggling with reading,"®
writing or numeracy, not being able to concentrate for
long periods, losing track of time, forgetting what has
just been learnt and acting impulsively. If diagnosed, a
learning difficulty may be associated with many neurode-
velopmental conditions such as attention deficit hyperac-
tivity disorder (ADHD), autism spectrum disorder (ASD),
developmental coordination disorder (DCD/dyspraxia),
Down’s syndrome, dyslexia, dyscalculia, dysgraphia,
epilepsy, foetal alcohol syndrome, fragile-X syndrome,
speech and language impairments, intellectual disability
and Tourette syndrome. Those with learning difficulties
may have no formal diagnosis or may have multifacto-
rial causes.'” Learning difficulties are also more likely
when someone has another mental health or psychi-
atric disorder such as depression. Paediatricians, child
and adolescent mental health services and allied health
professionals participate in multidisciplinary and multi-
agency teams and contribute to identification, diagnosis,
intervention and support, but are often working from
consensus best practice in the absence of a clear evidence
base (National Institute for Health and Care Excellence
(NICE) and Scottish Intercollegiate Guidelines Network
(SIGN) Guidance on for example, ASD and ADHD).

In 2014 the British Academy of Childhood Disability
(BACD) James Lind Alliance (JLA) Priority Setting Part-
nership (PSP) published research priorities for CYP with
neurodisability,’® a heterogeneous group of individuals
with some overlapping needs with those with learning
difficulties. The autism PSP, initiated by Autistica,
published their Top 10 in 2016." This encouraged our
development of the learning difficulties PSP which came
together through discussion and collaboration between
the University of Edinburgh, the Scottish charity and

funder of this PSP The Salvesen Mindroom Centre,15 and
partners in the National Health Service (NHS), educa-
tion services and the third sector (charity), and the JLA,*
a non-profit making initiative established in 2004 that
brings individuals, carers and professionals together in
PSPs to identify and prioritise the most important uncer-
tainties, or unanswered questions. Its aim is to make sure
that research funders are aware of the issues that matter
most to individuals and professionals.”’ The JLA method-
ology is the most widely employed method internationally
in engaging individuals, carers and professionals in deter-
mining research priorities.”’ While the scope of the child-
hood disability PSP was ‘any ways to improve the health
and/or well-being of CYP with neurodisability where
there is uncertainty of the effectiveness of an interven-
tion, therapy or procedure’,' the scope of the learning
difficulties PSP was broader and covered identification,
causes, effects and optimum ways of supporting learning
difficulties.

The learning difficulties PSP wished to pursue the stra-
tegic objective of identifying and resolving learning diffi-
culties and understanding how best to support CYP up
to age 25 years and their families. This research priority
setting project was set up to identify the unanswered
questions about learning difficulties from the families
of CYP affected and the CYP themselves (up to age 25
years) in Scotland. These questions were to be collected
alongside questions from healthcare, education, social
work and third sector professionals who work with CYP
with learning difficulties. The project also aimed to prior-
itise the questions that these stakeholders agreed to be
the most important, therefore completing the project
with a list of the top 10 research priorities for learning
difficulties. There were a number of challenges for the
learning difficulties PSP, to achieve this goal. Flexibility
and innovation within the JLA framework contributed to
this success. This report will discuss how these were met
and the results of the learning difficulties PSP.

The challenge at outset was the use of the term
‘learning difficulties’ as there are many inconsisten-
cies in the definitions of learning difficulties and the
terms ‘learning disabilities’ and ‘learning difficulties’
are often used interchangeably.” * The definitions
also vary across the USA, UK, Australia and Europe.**
In North America, the practice is to use learning
disability to describe specific developmental delays or
specific learning disabilities such as dyslexia, dyspraxia,
dyscalculia and dysgraphia.** Learning disability is the
term preferred by UK Department of Health whereas
educationalists tend to use the term learning difficul-
ties.”* The guiding principle for the project was to use
a term that would be understood by all the participants
and therefore we adopted the inclusive definition, as
described above, evolved by our partner charity The
Salvesen Mindroom Centre. This broad definition of
learning difficulties guided the priority setting process
of this PSP, and we describe how it affected representa-
tion and coverage of participants.
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The second challenge was engagement with educa-
tion services. Although many countries have multidisci-
plinary and multiagency teams working with CYP with
learning difficulties and educational needs, there can be
wide ‘cultural’ differences in terminology and outlook
between health services and education.” Families can
suffer if these agencies do not work together effectively.
The JLA literature is very health based, as it supports PSP
research setting in applied health research as reflected
in its National Institute for Health Research (NIHR)
support. Earlier PSPs have tended to be around single
diseases or disorders and their interventions. We describe
how we met this challenge so that education professionals
were effectively represented within the PSP.

The third challenge was securing engagement of the
PSP with CYP affected by learning difficulties, when these
conditions by their very nature, frequently affect written
and oral communication. The BACD childhood disability
PSP had experienced restricted engagement with CYP and
had made suggestions as to how this might be improved.'®
We report how we interpreted this and the outcome.

This paper describes the methodology and results of the
Scottish learning difficulties PSP. The aims were to: (1)
work with CYP with learning difficulties and their families
and the clinicians and practitioners including education
and social work to identify questions that they wanted
answered in any aspect of learning difficulties; these were
expected to include identification, causes, effects and
the optimum interventions, treatments and supports, (2)
to agree by consensus a prioritised list of questions that
remained uncertainties for research, (3) to publicise the
results of the PSP and process and (4) to disseminate the
results and engage with researchers and funders.

METHODS

Setting up the partnership: steering group

The steering group comprised of four parent repre-
sentatives (26.7%), six health professionals (child and
adolescent psychiatrist, consultant community child
health paediatrician, consultant paediatrician, consultant
paediatric neurologist, two speech and language thera-
pists (SLTs) (role share) and an occupational therapist
(OT)) (40.0%), two educational professionals (a head
teacher and principal educational psychologist) (13.3%),
two third sector professionals (the Chief Executives of
The Salvesen Mindroom Centre and Dyslexia Scotland)
(13.3%) and a JLA senior advisor as chair (6.7%). The
15 steering group members included four males (26.7%)
and 11 females (73.3%). One of them is an Asian or Asian
British and 14 of them are White. Compared with other
JLA PSPs, the learning difficulties PSP brought innova-
tion to this format by also involving professionals from
the education sector. Each of our parent representa-
tive brought with them knowledge of different types of
learning difficulties. The steering group met 13 times
during the PSP process, in person or by teleconference,
between October 2016 and June 2018.

The steering group agreed to obtain CYP input on an
ad hoc basis, using existing groups and steering group
members’ contacts and consulting with family members,
rather than convene a specific reference group. Input
from the CYP and families was obtained at three stages of
the process, namely: (1) testing of survey design to ensure
it was understandable and (2) contributing to the survey
and (3) prioritisation of questions.

Setting up the partnership: partner organisations and
societies

The primary target audience for the surveys in this
project were people living in Scotland. Potential partner
organisations were identified through a process of peer
knowledge and consultation, through the steering group
members’ networks. Charitable organisations supporting
CYP with learning difficulties, the local government
health and education departments and professional
societies were contacted, made aware of the project and
invited to become partners.

Priority setting partnership process

The four-step JLA priority setting process was followed:*
(1) gathering uncertainties; (2) data processing and veri-
fying uncertainties; (3) interim priority setting; and (4)
final priority setting (figure 1). The key principles of the
JLA process were followed, including equal involvement
of individuals affected by learning difficulties, parents/
carers and professionals, transparency of methods and a
clear audit trail of data collected. The JLA advisor took
the responsibility for ensuring the various stakeholder
groups were able to contribute equally to the process. The
JLA advisor explained the JLA’s principles, the impor-
tance of equal input from different stakeholder groups,
and how lived experience and professional expertise were
of equal value to the JLA process during her presenta-
tions at the first steering group meeting and final priority
setting workshop. At the first steering group meeting,
parent representatives suggested it would be important
to include transition into early adulthood. The steering
group discussed and agreed to increase the upper age
limit of CYP to 25 years and include adults who experi-
enced learning difficulties as a child as one of the target
groups.

Gathering uncertainties (phase 1 survey)

Uncertainties were gathered from CYP with learning
difficulties, their parents/carers and the health, educa-
tion, social work and third sector professionals who work
alongside them, through a survey and from research
recommendations published in relevant NICE and the
SIGN guidelines. The steering group agreed to adopt a
responsive approach when getting inputs from CYP. The
OT and SLIs and third sector representatives on the
steering group adapted the language of the paper ques-
tionnaire, information sheets and promotion materials to
be CYP friendly. The SLIs were able to adapt the materials
to be more accessible using their professional experience
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Gathering
uncertainties

Engage partners

Figure 1

in the area and their knowledge of the language and
communication skills of young people in the schools they
worked in. The OT also had conversations with some of
the parents of CYP whom they worked with around the
questionnaire to determine whether it was appropriate
for young people to complete on their own or supported
by their parents/carers. The online version was created
using Jisc Online Surveys (formerly Bristol Online
Survey) to comply with UK Data Protection laws. Both
the online survey and paper questionnaires were piloted
and refined following feedback from the steering group,
including family members of the parent representatives,
and a group of SLTs and OTs from NHS Lothian. The
project materials can be viewed in the supplementary
files: PSP protocol (online supplementary file 1), final
report (online supplementary file 2), results summary
sheet (online supplementary file 3), results press release
(online supplementary file 4), final spreadsheet of data
(online supplementary file 5), phase 1 surveys and infor-
mation sheets for adults and CYP (online supplementary
files 6 to 9), phase 1 survey posters and leaflet (online
supplementary files 10 and 11), phase 2 surveys and infor-
mation sheets for adults and CYP (online supplementary
files 12 to 15), phase 2 survey poster and leaflet (online
supplementary files 16 and 17) and project participant
feedback and interviews (online supplementary file 18).
The questionnaire invited respondents to submit up
to three questions they would like answered by research
about learning difficulties. The questionnaire also

Verifying
uncertainties

Interim
prioritisation
survey

Final
prioritisation

Flow chart showing the process and numbers of participants and research suggestions and questions at each stage.

collected basic sociodemographic information (gender,
age (for CYP only), ethnicity, postcode (for matching with
the Scottish Index of Multiple Deprivation (SIMD) rank
and score), types of learning difficulties experienced and
professions).

Invitation emails with a link to the online survey were
sent to partner organisations, local government and
professional societies who then advertised the survey
using various media, including newsletters, Facebook,
Twitter and websites. The steering group distributed
printed copies of the questionnaires, information sheets
and free post return envelopes at their workplaces and
to their contacts. The paper questionnaires, information
sheets, free post return envelopes and promotional mate-
rials were also made available at Royal Hospital for Sick
Children in Edinburgh and at conferences and events for
CYP with learning difficulties and their parents/carers.

The survey was launched on 8 May 2017 and initially
scheduled to close on 31 July 2017. The steering group
monitored responses to the survey on a regular basis.
Given that the closing date was near the end of the school
term in Scotland, the steering group decided to extend
the deadline to 30 September 2017 to purposively target
under-represented groups, including CYP with learning
difficulties and adults who experienced learning difficul-
ties as a child. For example, a video of an adult sharing his
experience of living with ADHD and talking about how
the project could help individuals with learning difficul-
ties was produced and shared on social media.
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The OT and SLIs on the steering group engaged
with the CYP on a one-to-one basis to complete the CYP
friendly version of the questionnaire. Some CYP found it
difficult to understand what is meant by research or how
to phrase a question. The steering group then agreed
to show as examples a list of existing questions that had
been submitted by parents/carers and professionals. The
language of the existing questions were adapted to be CYP
friendly. These accommodations helped CYP to complete
the questionnaire with the help of the OT and SLTs.

Data processing

Survey suggestions and person identification data were
downloaded from the online database. The first, second
and last authors independently classified the original
submissions as in-scope, out-of-scope and unclear. They
met and resolved disagreements through discussions.
The steering group reviewed a subset of the in-scope and
lists of the out-of-scope and unclear submissions. The
submissions were then allocated into the nine themes
identified from the entries: (1) causes, (2) identification
and diagnosis, (3) effect on everyday life, (4) what helps,
(5) co-occurring conditions, (6) variations in the avail-
ability and quality of provision, (7) professional training
and development, (8) public awareness and (9) statistics
and data. This approach enabled similar submissions
to be grouped together. Where a submission related to
more than one indicative question of different themes,
the submission was classified under different themes. The
steering group decided it was more pragmatic to create
overarching preliminary indicative questions for similar
submissions at this stage and agreed to collapse similar
overarching questions at a later stage.

At the subsequent face-to-face meeting, the steering
group discussed the list of in-scope overarching indicative
questions and the out-of-scope and unclear submissions.
The steering group reviewed each indicative question
and considered how the survey’s narrative data had been
interpreted, whether the wording should be revised and
whether some of the similar indicative questions could be
further collapsed or merged together.

Verifying uncertainties

The veracity of whether the research questions were
uncertain was checked by reference to systematic reviews
and meta-analyses published in English from January
2015 to February 2018. The JLA recommends that an
up-to-date systematic review is less than 3years old. The
search terms used were included as online supplementary
file 19. The Diagnostic and Statistical Manual of Mental
Disorders”” and the mental disorders sections of the
International Classification of Diseases™ were referred to
when selecting the search terms. The databases searched
were the Cochrane Database of Systematic Reviews
(http://www.cochranelibrary.com/cochrane-database-
of-systematic-reviews/), University of York Centre for
Review and Dissemination (https://www.crd.york.ac.
uk/CRDWeb/), NHS Evidence (https://www.evidence.

nhs.uk), Physiotherapy Evidence Database (https://
www.pedro.org.au), Joanna Briggs Institute (JBI) Data-
base of Systematic Reviews and Implementation Reports
(https://journals.lww.com/jbisrir/Pages/default.aspx)
and Pubmed (https://www.ncbi.nlm.nih.gov/pubmed).
The first author conducted the search and classified
each reference as condition-specific, age-specific and/or
intervention-specific. Condition-specific refers to papers
that focused on certain conditions (eg, dyslexia, ASD,
fragile X syndrome). Age-specific refers to papers that
focused on certain age range (eg, neonates only, infants
only or preterm only). Intervention-specific refers to
papers that focused on specific types of interventions (eg,
parenting programmes for disruptive behaviour). The
second and last authors audited these data by making
sure none of the existing evidence could answer any of
the long list of indicative questions. The first, second and
last authors reviewed the literature under single-blind
review.

The first, second and last authors looked through
the research recommendations of relevant NICE and
SIGN guidelines. The research recommendations were
matched with the indicative questions. All the research
recommendations could be addressed in our long list of
indicative questions. The list of indicative questions was
presented back to the public for prioritisation.

Interim priority setting (phase 2 survey)
The steering group approved the ‘long list’ of 40 ques-
tions. The interim prioritisation survey invited CYP with
learning difficulties, their parents/carers and the health,
education, social work and third sector professionals
who work alongside them to choose up to 10 of the 40
questions that they most wanted research to address.
Respondents who participated in the first survey and had
provided a contact email or postal address were invited by
email to complete the online survey using an embedded
survey link. The second survey was distributed to the same
networks that were used in the first survey. The OT, SLTs
and third sector representatives on the steering group
adapted the language of the phase 2 questionnaire, infor-
mation sheet and promotion materials to be CYP friendly.
A few CYP completed the CYP friendly version individu-
ally. The OT and SLTs on the steering group engaged with
the CYP on a one-to-one basis to complete the question-
naires because focus groups were too difficult for them.
The two respondent categories of CYP and adults who
experienced learning difficulties as a child were combined
with the parents/carers to form the family group. Returns
in the interim prioritisation survey were categorised into
one of two stakeholders: (1) family group and (2) profes-
sional group (including health, education, social work and
third sector professionals). The data were entered into a
spreadsheet for analysis of the most popular prioritised
questions within each stakeholder group. Each question
that was selected by the survey respondents was assigned a
point. Points for each group were tallied separately, gener-
ating a family group total and a professional group total for
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each of the 40 questions. Within each group, the questions
were reordered from highest to lowest according to the total
points and assigned a new score according to their position,
from 40 (for the most popular question) down to 1 (for the
least popular). Questions, which had the same total, were
ranked in joint place and given an average score between
them. For each question, the new equally weighted scores
were added together, resulting in a ranked list of shared
priorities from 1 to 40.

Final priority setting

A face-to-face workshop was convened to discuss, agree
and rank a shared view of research priorities. Each
steering group member was asked to identify three poten-
tial participants from their networks for the final work-
shop. Efforts were made to be representative in relations
to gender, geographic locations, socioeconomic status
and types of learning difficulties. CYP were encouraged
to bring their parent, classroom assistant or teacher to
support them. Six steering group members volunteered
to be participants in order to help ensure a range of expe-
riences and expertise was included. The project team
reviewed the nomination list to ensure adequate and
equitable representation from all stakeholder groups.
Travel and accommodation requests were arranged and/
or reimbursed. Accommodations were arranged for
participants who had to stay in Edinburgh the night prior
to the workshop. Observers at the workshop included
representatives from the steering group and from The
Salvesen Mindroom Centre.

The workshop was structured based on the JLA recom-
mended guidance.”® The participants were provided with
the 25 questions in advance and asked to rank them indi-
vidually in order to ensure they were familiar with the data.
Three independent JLA facilitators (including the third
author, who also chaired the workshop) managed all discus-
sions, using a variation of the nominal group methodology
that seeks to build consensus on the final top 10 priorities
through group discussion and ranking. Participants were
grouped into three mixed small groups, following which
the composition of the groups was changed, and finally, all
the participants worked collectively. The shortlisted ques-
tions were presented on one side of large cards and the
ranked positions from each stakeholder from the interim
prioritisation were displayed on the other side. Facilitators
used this information to encourage debate after partici-
pants discussed their personal preferences. Traffic light
colour-coded table cloths were used to help participants
conceptualise the levels of priority as they worked towards
ranking all of the questions. At each stage, the cards were
arranged and rearranged in order of importance based on
group preferences. If broad agreement was not apparent
a vote was used. The final rank ordering represented the
priorities set.

Communication and dissemination
The steering group developed a dissemination strategy in
advance of the final priority setting workshop. The plan

included producing a lay project report, detailed ques-
tions and answers for briefing key spokespeople and a
partner communications guide and capturing the expe-
riences of young people and professionals who took part
in the final priority setting workshop. The results of the
priority setting partnership will also be disseminated to
researchers and to funding agencies.

Patient and public involvement

The JLA methodology has public and patient involvement
in research. Parent representatives and health and educa-
tion professionals were actively involved throughout the
process; from overseeing the study as part of the steering
group, to participation in the final workshop so that they
had a voice in determining the final priorities. The steering
group made particular efforts to approach a diverse range
of CYP, their parents/ carers and the professionals who work
alongside them, including across types of learning difficul-
ties experienced, geographic areas, socio-economic status
and types of professions. A plain English summary and a
final report of the top 10 research priorities for learning
difficulties had been circulated to the partner organisa-
tions, workshop participants and survey respondents who
had provided a contact email or postal address.

Ethics statement

The people who take part in the survey and priority
setting stages of the work are not research participants.
Therefore, ethical approval is not required. The collec-
tion, storage and processing of data are compliant with
the General Data Protection Regulation.

RESULTS

Figure 1 shows the process and outcomes of the PSP. The
results are discussed below for each of the four steps of
the JLA priority setting partnership methodology.

Gathering uncertainties (phase 1 survey)

There were 367 respondents to the questionnaire, from
whom 828 ‘research priorities’ were proposed. Out of
the 828 submissions, 761 were classified as in-scope, 65
as out-of-scope and two as unclear. The steering group
agreed that the two unclear submissions might be inter-
preted differently by the parents and professionals and it
was agreed to classify these questions as out-of-scope. The
out-of-scope submissions included questions that referred
to adults ageing with learning difficulties or those that
referred to a local authority’s economic policy and deci-
sions around support services. The out-of-scope anony-
mised data were passed on to and will be taken forward
by The Salvesen Mindroom Centre.

Table 1 summarises the respondent categories and
professions. Out of 32 Scottish local authorities, respon-
dents from 28 and 27 local authorities participated in
the first and second surveys respectively. Parents’ ethnic
groups broadly reflected the ethnic make-up in Scotland
(figure 2). The types of learning difficulties experienced
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Table 1 Survey respondents by groups and professions

Number of respondents (%)

Phase 1 survey (367 Phase 2 survey (361

respondents) respondents)
CYP with learning 11 (3.0%) 10 (2.8%)
difficulties
Age range (in years) 13 to 18 4 to 22
Gender: Male 6 (54.5%) 5 (50.0%)
Gender: Female 5 (45.5%) 5 (50.0%)
Ethnicity: White 7 (63.6%) 10 (100%)
Ethnicity: Asian or 2 (18.2%) -
Asian British
Ethnicity: Other 1(9.1%) -
Ethnicity: Prefer not 19.1%) -
to answer
Adults who 18 (4.9%) 31 (8.6%)
experienced learning
difficulties as a child
Gender: Male 5(27.8%) 11 (35.0%)
Gender: Female 11 (61.1%) 20 (65.0%)
Gender: Prefer not 2(11.1%) -
to answer
Ethnicity: White 16 (88.8%) 29 (94%)
Ethnicity: Black 1(5.6%) -
African, Black
Caribbean or Black
British
Ethnicity: Mixed/ 1(5.6%) -
multiple ethnic
group
Ethnicity: Prefer not - 2 (6%)
to answer
Parent and carers 147 (40%) 125 (34.6%)
Male 10 (6.8%) 10 (8.0%)
Female 137 (93.2%) 115 (92.0%)
Professionals* 191 (62%) 195 (54.0%)
Audiologist 1 1
Child and 14 5
adolescent mental
health staff
Classroom 7 8
assistant/pupil
support assistant
Clinical 5 3
psychologist
Clinician
Community learning
disability nurse
Educational 10 7
psychologist
General practitioner
Health visitor
Nurse 10 6
Occupational 6 13
therapist

Continued

Table 1 Continued

Number of respondents (%)

Phase 1 survey (367 Phase 2 survey (361

respondents) respondents)
Optometrist 1 1
Paediatrician 14 25
Physician 2 0
Physiotherapist 4
Psychiatrist 16
School nurse S
Speech and 15 23
language therapist
Social worker 1 2
Support for learning 11 24
staff
Teacher 39 50
Third sector/ 10 11
voluntary sector
practitioner
Third sector/ 2 9
voluntary sector
volunteer
Prefer not to 2 2
answer
Other 11 21

*When asked to select what was their profession, respondents were
asked to select all that apply.

by the CYP are shown in figure 3. Figure 4 shows the survey
participants’ postcodes matched with SIMD. A wide range
of responses came from across the spectrum of the SIMD.
The types and frequency counts of the learning difficul-
ties categories are included in as online supplementary
file 20.

Data processing and verifying uncertainties

The 761 in-scope submissions were allocated into the
nine themes. The first, second and last authors formu-
lated 56 overarching preliminary indicative questions and
33 single questions out of the 761 original submissions. At
the face-to-face meeting in December 2017, the steering
group reviewed the 56 indicative and 33 single questions
and considered whether the wording should be revised.
The steering group agreed that some of the similar
indicative questions could be further collapsed/merged
together. The number of indicative questions were
reduced from 56 to 37. The steering group discussed and
agreed that the majority of the single questions, except
three questions, would be covered in the indicative ques-
tions. This created a total of 40 questions for prioritisa-
tion (also known as the long list). The steering group also
agreed to classify four of the out-of-scope submissions as
in-scope because they would be covered under the indic-
ative questions. This reduced the number of out-of-scope
submissions to 63. All were confirmed as uncertainties as
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Parents' Ethnic Groups (Phase 1 Survey) Parents' Ethnic Groups (Phase 2 survey) Ethnic Groups in Scotland

Mixed/Multiple Ethnic
Groups, 1.5% Others, 1.5%

Asian or Asian British,
0.8% —~

Asian or Asian British, R
0.8% o

Mixed/Multiple Asian/Asian Caribbean or  Mixed/Multiple

African, i i iti ,
Ethnic Groups, 1.6% 0.6%. Scottish/Asian Bm'Shﬁ Black, 0.10%  Ethnic Groups,
- : o= \ _— 0.40%

e\

——_ Other Ethnic
Group, 0.30%

White,
97.6%

Figure 2 Parents’ ethnic groups compared with ethnic groups in Scotland.

none of the existing research evidence could answer any
of the 40 indicative questions.

Interim priority setting (phase 2 survey)

Reponses were received from 10 CYP with learning diffi-
culties, 31 adults who experienced learning difficulties
as a child, 125 parents/carers and 195 professionals
(table 1). Scores were added across the family and profes-
sional groups resulting in a ranked list. The steering
group considered the ratings and agreed to take Ques-
tions 1 to 24 and 26 to the final workshop. Question 25
‘How can we make best use of resources to support chil-
dren, young people and their families when a learning
difficulty has been identified?’ was not selected because
it was ranked 30th and 20th positions by the family and
professional groups, respectively. In comparison, Ques-
tion 26 ‘Which strategies are effective in increasing the
support available for CYP with learning difficulties, and
their families/carers, in out-of-school activities?” was
ranked 16th position by the family group. Members of the
steering group who had conducted the interim priority
setting survey in person with young people confirmed
that this would ensure that issues that were important to
them were included in the shortlist. Twenty-five questions
were taken forward to the final prioritisation workshop.

Phase 1 survey
Figure 3 Types of learning difficulties experienced by children and young people.

Final priority setting

The 25 participants (4 males and 21 females; 2 Asian or
British Asian and 23 White) included five young people,
six parents, two speech and language therapists, one
occupational therapist, one paediatrician, one consul-
tant child and adolescent psychiatrist, two educational
consultants, one additional support service leader, one
pupil support assistant, one educational psychologist, one
teacher, one additional support for learning teacher and
two third sector professionals. Three of the young people
were supported by their parent and another young
person was supported by a pupil support assistant. The
young people have their own clear ideas but needed help
due to poor clarity of speech. The attendees were allo-
cated to three pre-arranged discussion groups to ensure a
balance of membership. The session started with a discus-
sion of the pre-workshop ranking form before a formal
attempt to create a ranking. The rankings from the first
small groups were combined to create a shared ranking
(table 2). Participants were then assigned to different
groups to review and revise the shared ranked list. The
results from the three groups were again combined,
creating a new shared ranked list which was then discussed
by the whole group in a plenary session. The participants

Dw&fn’mmfaf "
. iry SJWI;I s %

Phase 2 survey
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Phase 1 Survey
Postcodes and Scottish Index of Multiple
Deprivation (SIMD) Matching

Professionals (work postcode) m

0% 50% 100%

Children and young people with learning
difficulties and Adults who experienced learning
difficulties as a child

mQuintile 1 mQuintile 2 = Quintile 3 Quintile 4 = Quintile 5

Phase 2 Survey
Postcodes and Scottish Index of Multiple
Deprivation (SIMD) Matching

Professionals (work postcode) 13.9%

Parents and caregivers 28

Children and young people with learning
difficulties and Adults who experienced learning
difficulties as a child

34 15.6%

i

0% 50% 100%

mQuintile 1 = Quintile 2 Quintile 3 mQuintile 4 mQuintile 5

Figure 4 Postcodes and Scottish Index of Multiple Deprivation matching.

collectively agreed the final shortlist of top 10 research
priorities (table 3). A modification was made to two of
the questions. The group agreed to merge the question
‘What are the best practices in planning for the future (ie,
transition) for young people as they leave school in order
to achieve the best possible employment prospects?’ into
the question ‘Which strategies are effective in helping
CYP with learning difficulties live independent lives?’.
This reduced the shortlist to 24 questions that were prior-
itised from the workshop.

DISCUSSION

The JLA celebrated the completion of its 50th PSP in 2017.
Many of these PSPs focus on heterogeneous, complex
disorders and gather research questions (‘uncertainties’)
that range beyond interventions (eg, autism, childhood
disability and neurodevelopmental disorders PSPs). The
learning difficulties PSP was unusual because it adopted
a bespoke definition of ‘learning difficulties’ that was
operationalised into categorical and non-categorical
conditions to allow an evidence-based literature search,
which is an essential component of the process. This was
successful because the explanation of what we meant by
learning difficulties for the purposes of the PSP reso-
nated with those affected and brought together individ-
uals affected by learning difficulties, their parents/carers
and the professionals including those from education,
who work alongside them to identify and rank ques-
tions they would like answered by research. Probably
the nearest equivalent definition for ‘learning difficul-
ties’ is the concept of Special Educational Needs, which
in Scotland is enshrined in the devolved legislation as
‘Additional Support for Learning’ (Scotland),” but as we
had already demonstrated the variability with which this
functional term was applied, this made it insufficient to
capture the breadth of the childhood onset conditions
that impair learning across all domains that we wanted
to incorporate.”’ The project succeeded in identifying
the top 10 coproduced ‘shared priorities’ from a truly
representative sample across geographical and socioeco-
nomic sectors of the Scottish population and produced

the short list of 24 questions to provide a platform for
future research to focus on issues that matter most to CYP
with learning difficulties, their parents/carers and the
professionals who work alongside them. Although there
were some concerns raised during the PSP with respect to
the differences between learning difficulties and disabili-
ties, and how those terms were being employed,** this did
not emerge as a prioritised question among the total 40,
although question ranked 15 did explore the impact of
having a formal label or diagnosis.

We also demonstrated that the JLLA process can accom-
modate a PSP that is not just examining a disease or
infirmity but can approach health as ‘a state of complete
physical, mental and social well being’.*' Public consulta-
tion in co-production of research priorities often results
in questions around improving the lives of those affected,
not just through the alleviation of symptoms signs and
impairments but embracing the International Classifica-
tion of Functioning, Disability and Health CYP concepts
of involvement and participation.” The top priority for
the learning difficulties PSP is for research to find out
‘what knowledge, skills and training do educational
professionals need to identify the early signs of learning
difficulties and provide optimal support for CYP affected
to help them achieve the best possible outcomes’. We were
successful in engaging education professionals across all
categories from managers and education psychology to
teachers and classroom assistants. However we do not
consider that this resulted in the top question focusing on
teachers skills, despite the results of a survey conducted
by Scottish charity ENABLE which found that 98% of
teachers said initial teacher training did not prepare them
for teaching young people who have additional support
for learning needs."” This is because the JLA process is
designed to balance contributions and prevent primacy
of one particular group and the childhood disability PSP
similarly had ‘Which school characteristics (eg, policies,
attitudes of the staff) are most effective to promote inclu-
sion of CYP with neurodisability in education and after
school clubs’ despite only having two teachers among
their contributing professionals.'® Rather we propose that
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Table 3 Top 10 research questions agreed as shared priorities

1)

What knowledge, skills and training do educational professionals need to identify the early signs of learning

difficulties and provide optimal support for children and young people affected to help them achieve the best

possible outcomes?

What is the best educational and community environment for children and young people with learning difficulties?
How can multiple types of professionals work together with parents and carers to improve identification, diagnosis,

interventions and treatments and achieve the best outcomes for children and young people with learning difficulties?

Which early interventions are effective for children and young people with learning difficulties, at what ages and

stages are they best introduced and what are the long-term outcomes?

What knowledge, skills and training do health, social work and ‘third sector’ (eg, charities and support services)

professionals need to understand the best support to give children and young people with learning difficulties and

their families/carers?

How can parents, carers, brothers and sisters and extended families of children and young people with learning

difficulties, be best supported to achieve their best quality of life before, during and after the diagnosis or
identification in home, school and community contexts?

and their families/carers?

difficulties?

including during times of transition?

How can we best identify early features, symptoms and signs of learning difficulties among children, young people

What is the best way to assess learning difficulties in children and young people?
Which strategies are effective in preventing stigma and bullying towards children and young people with learning

Which strategies are effective in helping children and young people with learning difficulties live independent lives,

as CYP spend a large proportion of their lives at school
and their experience there impacts on their health and
well-being, this is an understandable priority for the
learning difficulties PSP.*

The second priority also relates to finding the best
educational and community environment for CYP with
learning difficulties. A systematic review reported that
community integration interventions were effective in
enhancing the inclusion of children and adolescents
with a neurodevelopmental intellectual disability.**
More research is needed to find out whether and which
community participation interventions are most effective
for CYP with other learning difficulties. The third priority
underscores the importance of multi-professionals and
multidisciplinary work. We will encourage researchers to
find out how health, education and third sector profes-
sionals can continue to work together in improving the
identification, diagnosis, interventions and treatments
of CYP with learning difficulties. School is increasingly
accepted as an important component of complex health
interventions™ and particularly important for the mainte-
nance of mental well-being.”® School-based information
also has an important role in assessing outcomes”’ and so
it makes sense to understand how best to undertake and
interpret this.

The learning difficulties PSP achieved more repre-
sentation from CYP themselves than previous similar
projects, and they comprised 1 in 5 of the final work-
shop participants. CYP have an increasing profile in
public consultation in research™ but less so in setting the
research agenda.” We employed a range of techniques
to secure their interest and engagement, but found that
techniques such as focus groups were problematic for

these young people who contended with oral and written
language challenges. By ensuring the correct skill mix in
the steering group we were able to exploit the skills of
the OT and SLT and third sector representatives in partic-
ular to modify our materials,”® and to work individually
with CYP with survey returns. Ranking the second survey
was particularly challenging, but the project benefited
directly from the expertise of the JLA team when it came
to CYP contribution to the final rankings at the PSP work-
shop. We wanted to know that we had heard from CYP
and the JLA facilitators’ role was to bring those voices in
and support people to contribute. We reflected on how
this was going during the PSP workshop and also with
the steering group after the workshop. We also took into
account how the young people themselves defined the
extent to which the experience was good or successful by
asking for feedback from the young people through the
JLA evaluation survey. The feedback was published on the
JLA website.

The learning difficulties PSP received a lot of media
coverage® and fed back directly to all those who partic-
ipated and who expressed a desire to be kept informed.
As the JLA focuses on giving individuals, carers and front-
line professionals a say in setting the research agenda,”
researchers were less represented in the partnership. One
of our dissemination plans is to communicate the results
to interested researchers to help them focus their efforts
on answering the highest priority questions. We will iden-
tify interested researchers through our networks and by
searching the internet for research centres and univer-
sity departments who may be interested in developing a
proposal for one of the priority areas and submitting it to
a funder. We encourage researchers and funders to share

12

Lim AK, et al. BMJ Open 2019;9:€028780. doi:10.1136/bmjopen-2018-028780



the learning difficulties PSP final report (online supple-
mentary file 2) with others and to raise awareness of the
need for more learning difficulties research in Scotland,
the UK and internationally. Each overarching question
comprises of many topics for research and the questions
were written in plain language to make them lay-friendly.
We will work with researchers to break down the broad
overarching questions into smaller more manageable
researchable questions. We expect funding agencies will
be interested in the priority topics to influence directions
for future research in this area. There were a number of
highly ranked questions that addressed early identifica-
tion and diagnosis, impact and assessment, prevention and
understanding of high rates of co-existing mental health
issues. There were questions that addressed epidemiology
and aetiologies through understanding what constituted
good outcomes to evaluate interventions and support,
ranging from specific topics of communication technol-
ogies to transitions’ support. These themes often overlap
with those that have emerged in other PSPs in childhood
disability'® and autism in the UK' and neurodevelop-
mental disorders*' and paediatric preventive care® in
Canada. This adds weight to the research priorities that
emerge in public consultation in childhood onset condi-
tions that impair development or present challenges to
learning and participation. While the answers are likely
to involve researchers from multidisciplinary and multi-
agency backgrounds, mirroring what takes place clini-
cally, they are health-related topics and already there is
extensive involvement of health services in working with
these populations. These frequently include lifelong
conditions that impact beyond childhood, with research
offering possibilities to improve the lives of individuals
across the life span.** **

A limitation of the study is the refined questions are
broad and written in terms that a wide audience can
understand, resulting mainly from the wide range of
conditions covered by our definition of learning diffi-
culties and the process of refining a large number of
similar suggestions into a manageable shortlist of over-
arching questions. As a consequence, further work will
be required to tease apart the overarching questions
into topics (eg, conditions, causes, identification, diag-
nosis, effect on everyday life, what helps) that meet a
research funders’ requirements. Another limitation was
that young people and adults with lived experience of
learning difficulties were not represented in the steering
group. The time taken to run a PSP typically take 12-18
months to complete. Given that members must have the
time to commit to the work of the PSP both in the meet-
ings and in between meetings, including publicising
the initiative, overseeing the checking and collating of
uncertainties and taking the final priorities to research
funders, the steering group felt that it would be more
meaningful to engage young people with learning diffi-
culties and adults with lived experience of learning diffi-
culties at different stages of the process, as discussed
earlier.

CONCLUSION
This project used the JLA methodology to successfully
produce a shortlist of prioritised topics in the area of
learning difficulties among CYP. The involvement of
individuals affected by learning difficulties not only has
shaped how we conduct our research but also will influ-
ence practice and policy in this area. The next step is
to encourage researchers and funding agencies to work
together to address the prioritised topics as answering
these questions would have profound effect on the lives
of CYP with learning difficulties, their parents and carers
and the professionals who work alongside them. We
also encourage health and educational professionals to
continue to work together and alongside researchers for
the benefit of all people living with learning difficulties.
Assessing the long-term impact of the PSP is important.
However, measuring and evaluating the value and impact
of a PSP is challenging and can take a long time from
taking the priorities to researcher funders, starting
funded research to reporting the outcomes.”® JLA will
track which PSP-derived questions are addressed by NIHR
programmes (both commissioned and researcher-led)
but keeping track beyond that, from other funders and
globally, is more difficult and will depend on whether the
PSP core team has continued in any way. The Salvesen
Mindroom Research Centre has mapped out similarities
between the learning difficulties PSP and BACD child-
hood disability PSP and identified clear overlap within the
top 10. This led to an initiation of a call for funding from
early career BACD-Castang research fellows. The Salvesen
Mindroom Research Centre also worked with BACD to
develop research proposals that will address the fourth
priority of the learning difficulties PSP and first priority
of the childhood disability PSP. Several PSPs, including
the childhood disability PSP* and autism PSP,** have
reported the impact of their work on the JLA website.
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