BSPGHAN Associates and Trainees Meeting
Thursday 28th – Friday 29th September 2017
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

Associate Members
Welcome Address
Welcome to Sheffield for the 2017 Associates and Trainees day!
As we become more specialist in our areas of work our training needs are becoming
increasingly challenging to meet. We have recently circulated a survey to all the
Associates inviting feedback on how we could be better providing education and
ideas on how we can use our expertise to better support BSPGHAN. As study leave
and funding for CPD become increasingly difficult we are keen to identify other ways
of communicating and involving our membership. We hope to give you the results
from this survey.
We continue to have Associate representation on each of the BSPGHAN working
groups. This year we have invited these reps to provide an update on their role
within the group and projects they are involved with.
Our focus topic is ‘Transition’ which I think is relevant to most of us. Could we make
the process of transition better and should we develop closer links with adult teams?
We are fortunate to be able to use the local knowledge here in Sheffield who have
well established processes for transition. Last year we invited parents to speak on
their experiences of using blended diets for their children which captivated our
audience so this year we again wanted to hear patient experiences and have invited
young people to share their journey through to adult services.
In the afternoon we will join with the Trainees for a variety of sessions of interest to
both groups. The ATM day is also a valuable opportunity for networking with other
members and finding out the latest information from our generous sponsors. Please
do visit the stands during the breaks. I would also like to thank the Sheffield team for
hosting the day and of course Carla for the hard work that has gone in to putting the
programme together.
I look forward to meeting you and hope you enjoy the day!
Nicky Heather
Chair of the Associate Members of BSPGHAN

Welcome address from Trainee Chair
Welcome, everybody, to the BSPGHAN Associate & Trainee Members’ Meeting 2017.
As in previous years the meeting consists of a day of partly parallel sessions aimed
either at Associate or Trainee participants – though sessions are open to all
regardless of discipline and you can feel free to come in and out as you like – with
joint sessions in the afternoon. The second day is designed to meet Trainees’ needs.
I am very grateful to Nicky Heather, Carla Lloyd, Samantha Goult, and the clinical
team in Sheffield, especially Priya Narula, for helping to organise this meeting.
Costs for delegates are kept low due to support from our sponsors and charity
partners, who will be present during this course so please do pop along to speak
with them at their stands. We also benefit from funding from BSPGHAN directly, and
are grateful for continued support for this meeting.
I hope you enjoy all the talks and activities, as ever we are always open to
suggestions on how to refine and improve the programme for future years
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Kelsey Jones
Chair of the Trainee Members’ Group
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BSPGHAN Associates and Trainees Meeting
Thursday 28th - Friday 29th September 2017

Educational grants
BSPGHAN Thanks the following companies and charities for their continued
support of the BSPGHAN Associates and Trainee Members’ Meeting

Principal Gold Sponsors

Sponsors

Charities

BSPGHAN Associates and Trainee Members’ Meeting
Thursday 28th – Friday 29th September 2017
Welcome to the 2017 BSPGHAN Associates and Trainees Meeting

Thursday 28th September 2017
9.30 – 9.50
Registration
9.50 – 10.00
Welcome and Introduction
Kelsey Jones
Specialist Registrar
Kings College Hospital
London
Chair Trainee Members Group
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Nicky Heather
Dietitian
Southampton General Hospital
Southampton
Chair Associate Members’ Group
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Thursday 28th September 2017
10.00 – 11.20 Parallel Session I

Chair

Chair

Ms Emma Jones
Dietitian
Dept of Dietetics
Alder Hey Children's Hospital
East Prescot Road, Liverpool

Dr Lauren Johansen
GRID Trainee
Liver Unit, Birmingham Children’s
Hospital
Birmingham

10.00–10.25: Update reports from Associate
Representatives on BSPGHAN Working
Groups (*reports may be presented by Nicky
Heather on behalf of representatives)

10.00–10.25: Endoscopy for the 21st
century








Professor Mike Thomson
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

Research – Claire Lee
Motility* – Jo Brind
IBD* – Sibo Chadokufa
Nutrition* – Tracey Johnson
Quality Standards – Kay Crook
Endoscopy – Mick Cullen

10.25–10.50: Transition – Current guidance
Dr Priya Narula
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

10.50–11.15:
Communicating
teenagers! – developing the skills
Valda Forbes
Gastroenterology and Hepatology Sister
Sheffield Children's Hospital
Western Bank
Sheffield, S10 2TH

10.25–10.50 Funding of Paediatric
Services in England: Why a PGHAN
Trainee/Associate needs to know about
it?"
Dr Ed Gaynor
National Medical Directors Clinical Fellow,
2016/2017
Paediatric
Gastroenterology
GRID
Registrar, London Deanery

with

10.50–11.20:
Global burden of viral
hepatitis from A to zzzzz
Dr Gareth Tudor Williams
Reader in Paediatric Infectious Diseases
Imperial College
London

11.20 – 11.40
Coffee Break and opportunity to visit sponsor stands

11.40 – 12.30
Parallel Session II

Chair

Chair

Ms Joanne Hadfield
PN Nurse Specialist
Sheffield Children's Hospital
Western Bank, Sheffield

Dr Huey Miin-Lee
SpR
Royal London Hospital
Whitechapel Road, London

11.40-12.05: Life as a Teen with a chronic
complex bowel condition

11.40–12.05: Genetic Characterisation of
PIBD

11.40-11.50 : Life as a teen with IBD

Dr Jochen Kammermeier
Consultant Paediatric Gastroenterologist
Evelina Children’s Hospital
London

Patient supported by Valda Forbes
11.50 -12.05: Questions for the NHS
Young Person from NHS Youth forum
supported by Anna Ford
12.05 – 12.30: Managing complexity in and
during transition

12.05 12.30 Diagnostic pathway for
CIPO: How far to go locally?

Dr Rachel Tattersall
Consultant in Adult and Adolescent
Rheumatology
Royal Hallamshire Hospital
Glossop Road, Sheffield

Dr Keith Lindley
Consultant Paediatric Gastroenterologist
Great Ormond Street Hospital for Children
Great Ormond Street, London
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Dr Anne Marie McMahon
Consultant Rheumatologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
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12.30 – 13.30
Lunch and opportunity to visit sponsor stands

Joint Associate Members and Trainees Session
Large Lecture Theatre

Chairs
Ms Claire Lee
Paediatric Gastroenterology Research Nurse
Addenbrooke’s Hospital
Cambridge

13.30 – 14.15

Dr Kelsey Jones
Specialist Registrar
King’s College Hospital
London

Statistical Tools for small/medium scale clinical research
Professor Greg Fegan
Professor of Clinical Trials
Swansea University Medical School
14.15 – 14.55
Abstract Presentations/Interesting Case Presentations

Chairs
Mr Chris Smith
Senior Dietitian
Dept of Nutrition and Dietetics
Royal Alexandra Children’s Hospital, Brighton

14.15 – 14.55

Case Presentations

14.15 – 14.25

Advance Care Planning

Dr Amar Wahid
SpR
Birmingham Children’s Hospital
Birmingham

Ms Helen Shapland
PN Nutrition Nurse Specialist
Sheffield Children’s NHS FT, Western Bank
Sheffield

14.25 – 14.35

Neuro-intestinal Failure and the High Court
Ms Alison Low
Paediatric Registrar
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

14.35 – 14.45

A Case of Tricho-hepato-enteric syndrome (THES).
Dr Arati Rao
Specialist Registrar
King’s College Hospital
Denmark Hill
London

14.45 – 14.55

Is HLA-DQ2/DQ8 typing really necessary for the ESPGHAN
serological pathway for diagnosing coeliac disease in
symptomatic children?
Jagrati Chopra
Medical Student
University of Bristol & Bristol Children’s Hospital
Bristol

14.55 – 15.10
Coffee Break and opportunity to visit sponsor stands

Chair
Dr Rosalind Rabone
Specialist Registrar
Sheffield Children’s Hospital
Western Bank
Sheffield

15.10 – 15.35

Ms Lynn Hagin
Head of Dietetics Dept
Sheffield Children’s Hospital
Western Bank
Sheffield

Optimising bone health in IBD
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Professor Nick Bishop
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
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15.35 – 16.00

Psychology approaches to functional pain: can anything be
achieved in 20 minutes:
Charlotte Merriman
Senior Clinical Psychologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

16.00 – 16.25

Pregnancy in Young People in IBD
Professor Lobo
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

16.25 – 16.50

Small intestinal bacterial overgrowth: Separating fact from
fiction
David Campbell
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

16.50 – 17.00

Prize Presentation
17.00
Close of meeting
Ms Nicky Heather and Dr Kelsey Jones
18.00 – 19.00
Holiday Inn Express

CSAC Update: Training Curriculum, Documentation, Paperwork etc
Dr Sue Protheroe
Consultant Paediatric Gastroenterologist
Chair CSAC
Birmingham Children’s Hospital
Birmingham
Dinner at Holiday Inn Express

Trainee Study Day
Friday 29th September 2017
8.30 – 9.00
Registration
Chair
Dr Rachel Levi
Trainee Representative on Endoscopy Working Group
Clinical Research Fellow
Royal London Hospital, E1 1BB

9.00 – 12.30

Endoscopy – live linked cases and seminars on practical
procedures (Focus on PEG)
PEG
Dr Priya Narula
Consultant Paediatric Gastroenterologist
Chair BSPGHAN Endoscopy Working Group
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH

Single Step PEG and PEG-J
Dr Prithvi Rao
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
Common Troubleshooting issues

th
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Ms Jo Hadfield
PN Nurse Specialist
D22 Admin Block
Sheffield Children's Hospital
Western Bank
Sheffield, S10 2TH
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LAPEJ
Professor Mike Thomson
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
Supported by Dr Arun Urs and Dr Dalia Belsha
Consultant Paediatric Gastroenterologists
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
12.30 – 13.00
Lunch and opportunity to visit sponsor stands

13.00 - 13.45

Trainee Meeting (Open)

13.45 – 14.15

Practical tips on achieving your competencies – what should I
be doing by when?
Dr Dalia Belsha
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank, Sheffield
&
Dr Fiona Cameron
Consultant Paediatric Gastroenterologist
Alder Hey Children’s Hospital
East Prescot Street
Liverpool
14.15 – 15.15 – Choice of sessions

14.15 – 15.15

Choice 1: START Practice Session
Dr Kelsey Jones
Specialist Registrar
Kings College Hospital
London

With support from
Consultant Paediatric Gastroenterologists
Sheffield Children’s Hospital, Western Bank
Sheffield
Dr Arun Urs
Dr Priya Narula
Dr David Campbell
Dr Dalia Belsha
&
Dr Fiona Cameron
Consultant Paediatric Gastroenterologist
East Prescot Street
Liverpool

14.15 – 15.15

Choice 2: Writing a business case
Dr Prithvi Rao
Consultant Paediatric Gastroenterologist
Sheffield Children’s Hospital
Western Bank
Sheffield, S10 2TH
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Selected Case Presentations
14.15 – 14.25 Advance Care Planning
Helen Shapland, Parenteral Nutrition Nurse Specialist
at Sheffield Children’s NHS Foundation Trust
and
Jill Taylor, Palliative Educator at Sheffield Children’s NHS Foundation Trust
What is it?
An Advance Care Plan is a detailed plan of care for patients whose health care needs are complex,
whose conditions are potentially life limiting or for patients who are reliant upon a treatment which
may have life-limiting effects such as parenteral nutrition.
The aim of this presentation will be to introduce the concept and benefits of Advance Care Planning
and to share experience of identifying the need for using such tools in order to improve care.
The aim should be for health professionals to draw up this plan in advance of any deterioration in a
patient’s health so that potential outcomes are explored and planned for. Evidence suggests that
parents are much more likely to be receptive to discussion about advance care planning when their
child is relatively well and at such a time they will be much more able to make rational, well thought
through decisions about their preferences for care. This is not only more productive but enables a
better, more positive care experience too. Further evidence indicates that parents prefer reviewing
palliative care within the context of holistic care needs and not as a stand-alone topic. For this reason
the routine use of Advance Care Planning embeds the palliative narrative into routine care enabling
practitioners to work with families through difficult times as care needs change. The extent of detail
to which parents (or young people) may wish to go into palliative scenarios will vary greatly and
should always be sensitive to their pace.
Advanced care planning also aids interdisciplinary communication and transitions in care, ensuring
continuity of care and that the child and families wishes and aspirations are at the centre of all care
decisions. It offers a systematic approach to opening discussions around sensitive topics and a
process to revisit them when the document is reviewed 6 monthly as part of reviewing holistic needs.
One such document has been recently been designed and launched by the Child and Young Person’s
Advance Care Plan Collaborative working group. The Collaborative is a group of NHS and private
sector organisations with the common goal of delivering the best possible care to children and young
people with life limiting and life threatening conditions. The vision is that this will be adopted
nationally (currently half the UK has adopted it) and encompasses a RESPECT document
(LOTA/DNAR) which is anticipated will eventually be adopted nationally too. In this way all emergency
interventions will be recognised and upheld regardless of which part of the country a child and family
may visit.
The website (www.cypacp.uk) and downloadable resources are currently focused on the needs of
clinical professionals utilising the CYPACP Collaborative approach to agree and document a plan of
care for patients and families. The Collaborative intends to develop this further in the future to
include resources for the families/patients themselves.

Why is it important?
• using an ACP document can identify a family's desired outcomes, capture aspirations, specify
treatment options/preferences, medical history, clinical care plans, professional contacts, personal
family preferences,

• Some children (not all) may need palliative care planning too – there are pages within the CYPACP
to cover this if/when needed
• Using an ACP sows a seed for later, if the end of life section is not completed then parents will at
least be aware that it is there so it prevents professionals later having to approach the subject out of
the blue.
What can support discussions and decision making?
Careful consideration is needed in how you introduce the concept of Advance Care Planning to
parents. Set in the context of ‘we want children to stay well but know that sometimes they are not’,
this allows us to work with families to ‘hope for the best….. but plan for the worst’. A discussion could
start with a simple question such as “what worries you most when thinking about the future?”. This
can gauge whether parents have anxieties which they are willing to discuss and what their
expectations and insights are? Parents cope with discussions around sensitive, emotive, and difficult
subjects better when the child is relatively well, as part of normal routine care, rather than in the
midst of an admission resulting in distressing scenarios and rushed decisions.
It should be explained that using a document with end of life considerations within it, does not mean
that we expect their child to die and that section is needed for some but not all patients. However
using such a document, does by default, introduce the notion that this is a possibility, and gives
practitioners a way in to expanding on this section when reviewing care. Use of language is really
important – the word ‘palliative’ potentially conjures up experiences of adult end of life care and the
association with a downward trend rather than planning for the future. The AC Plan offers
practitioners a chance to explain the active aspects of paediatric palliative care such as respite/
support available to families in their situation. That in itself is valuable as the word ‘palliative care’ can
be a huge barrier to families accessing support. When English is not their first language, it is important
not to rely on relatives to translate in difficult/emergency situations as information may be withheld
to protect loved ones. Translators do need to be warned that the topic is palliative and check they are
ok afterwards too.
Retrospective case study on using the CYPACP with a family whose a child has a neuro-enteric gut
failure.
(Who is she? What happened to her? Why did that happen to her? What did we do? What was the
outcome? Discussion around the ethics of not being able to feed a child, psychological barriers to not
feeding, strategies that helped).
Conclusion/discussion on how to approach this with our PN patients in the future.
How to have the right approach for such a diverse cohort of patients?
Creation of a flow chart on when and how we identify which patients to focus on with ACP?
Review ACP six monthly
How can an ACP enhance care and get around barriers?
When would a hospice referral be appropriate/needed? Child’s clinical condition vs. support available
for the family – timing of referral is important as a refusal from Hospice because not yet palliative
would be damaging to family.
How does limiting the cost of central lines (cheaper but more prone to need of repair) balance against
the cost of hospitalisation, line infections and ultimately patient outcomes?

14.25 – 14.35 Neuro-intestinal Failure and the High Court

1

Children with neurodisability commonly encounter problems with feeding and nutrition , and in cases
where the parents and medical professionals disagree about what is in the best interests of the child,
th
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Dr Allison Low (ST6), Dr David Campbell (Consultant)
Sheffield Children’s Hospital, Western Bank, Sheffield, S10 2TH

it is left to the judiciary to make the decision on behalf of the child. The recent media interest in the
case of Charlie Gard demonstrates how difficult these cases are to navigate.
We present a case of a boy with severe microcephaly and developmental delay. He had severe gastrooesophageal reflux leading to intractable oesophageal ulceration and bleeding, and had three
intensive care admissions for aspiration pneumonia despite fundoplication and jejunal feeding. After
a third failed fundoplication, he underwent a direct jejunostomy, which was complicated by wound
dehiscence, device associated jejuno-jejunal intussusception, and chronic severe abdominal wound
sepsis associated with skin breakdown. He had repeated admissions to Sheffield Children’s Hospital
(SCH) with feed intolerance manifested by huge jejunal fluid loss, violent retching with haematemesis
and latterly intestinal hurry with severe diarrhoea.
By the age of fourteen, he was the same weight that he had been at age nine. He was in severe pain
from the unmanageable skin breakdown around his jejunostomy and from recurrent pancreatitis.
Two short term courses of TPN were instituted, but both had to be interrupted due to line associated
sepsis. Over a four year period his C-reactive protein was persistently elevated, with a mean of value
55.
For personal and religious reasons, his parents were adamant that every life prolonging intervention
should be offered. The gastroenterology consultants at SCH felt strongly that it was not in the child’s
interests to continue active treatment, given ongoing episodes of severe pain, evidence of futility of
previous attempts to nutritionally rehabilitate this boy and without an alternative to offer. In
particular no further TPN and to institute palliative care was an area of conflict with the family.
The procedure of withholding medical care against the parents wishes is a path of confrontation, and
is daunting for the medical professionals involved. Not only does it cross the line from delivering care
with the parents “blessing and best wishes”, but visiting the child in an atmosphere of discord. In this
case, the first port of call was the hospital ethics committee and this is an area of discussion required
in an open forum, as The Terms of Reference for an ethics committee differ between institutions and
any output lacked any authority, but did provide a stop point that has to be passed that demonstrates,
“Due process” and clarity of thought by the medical team. Next, the case was referred to the
hospital’s legal team, who instructed Counsel and an urgent second “General Medical opinion” was
requested prior to a teleconference with the barrister and legal team. This opinion was provided by a
senior General Paediatrician who examined the child and the medical records. From then the case
was referred on to the Royal Courts of Justice in London.
The the High Court Judge required an explanation of why the medical team were requesting
permission of withholding life preserving treatment, but it was soon clear that the main interest was
not in arguments of “Futility” of treatment, but evidence of current and on going suffering. There is a
“strong presumption of life” being in the child’s best interest and the fact that medical treatment
might not succeed, was secondary to the effects of that failed treatment in undermining life quality
by continued suffering. What constituted suffering and what demonstrations of life quality and lack of
that quality of life were discussed by the judge, who requested further more detailed chronologies
(overnight), received much attention. Detailed palliative care plans were requested, with several
consultants having to provide documents for legal consideration with no notice, requiring work late in
to the night in order to deliver a verdict on time. The final judgement stated in a lengthy detailed
balanced argument:
1) That no further TPN be offered.
2) The patient was discharged home with a comprehensive palliative care plan
3) No further ITU admissions.
The child in fact survived for several months with ongoing problems of wound sepsis but died in
th
peace at a children’s hospice shortly before his 15 birthday.
This is likely to be an important ongoing part of specialist medical care in the future and is worth the
clinicians noting (1) the time required and the work involved to obtain permission from the High

Courts to withhold or withdraw care against the wishes of the parents and (2) to understand how the
High Court works, and that the evidence requested by the judge will be of a different nature than
the “expert testimony” medical professionals may provide in criminal courts. Finally, (3) there is a
need to upskill ethics committees to play a more explicit legal part in this process.

14.35 – 14.45 A Case of Tricho-hepato-enteric syndrome (THES).
A.Rao, Y. Clinch. R Thompson & D. Thangarajah
King’s College Hospital, London
We describe the clinical course and subsequent diagnosis, of male infant A, who presented to our
tertiary gastroenterology unit with poor weight gain and chronic diarrhoea.
Infant A is the first child of Caucasian non-consanguineous parents. His antenatal course was
complicated with hydrops observed at 21/40, fetal anaemia requiring a in utero transfusion at 31/40,
and significant IUGR. Labour was induced at 37/40 due to IUGR. His birth weight was 2.2kg (-1.74 z
score). Initial screening was carried out; TORCH screen and karyotype were both normal. He was
discharged home on full enteral feeds (mixed breast and term formula).
From the age of 5 months, infant A’s clinical course was punctuated by repeated admissions relating
to recurrent infections, occurring 2-3 weekly. These were associated with diarrhoea, intolerance of
enteral feeds requiring supportive intravenous fluids, and antibiotic therapy. It was noted that weight
gain was suboptimal. Oral intake was poor and a high calorie whole protein feed was trialled. At 6
months, infant A was admitted with an episode of gastroenteritis, with severe diarrhoea and
vomiting, significant dehydration and metabolic acidosis. After initial fluid resuscitation, he was
commenced on enteral feeds but severe diarrhoea recommenced. His weight gain dropped and he
continued to drift down the centiles, with a weight z score of -5.98. Cow’s milk protein intolerance
was suspected, and an amino acid formula was started. On admission to our centre, he was also
found to have hepatomegaly with liver nodules seen on USS. He also had mild dysmorphic features,
accompanied by sparse, woolly hair. Liver biopsy at this time was non-specific, and showed features
of iron and copper deposition. He was investigated for a suspected metabolic disorder or primary
immunodeficiency. Metabolic testing was normal, but he had a low IgG and IgA with muted vaccine
responses.
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In conclusion, infant A is a patient who presented with chronic diarrhoea, poor growth and recurrent
infections. He was investigated sequentially with common conditions being excluded initially. Due to
perseverance, and a good multidisciplinary approach in this continuing symptomatic child, an

17

Despite frequent and maximal nutritional support, and several trials of supplementary NG feeding,
infant’s A weight gain was suboptimal even during ‘well’ periods. He also had ongoing diarrhoea. His
development was globally mildly delayed. At 8 months (z score -4.83), he was admitted for upper and
lower endoscopies to exclude a congenital enteropathy. This was macroscopically normal, histology
showed mild apoptotic activity in the colonic crypts. Electron microscopy was normal. At this time, a
targeted gene panel for intestinal failure was sent. This was returned with findings of two
heterozygous variants within the SKIV2L gene; both resulting in introduction of premature stop
codons. Loss-of-function of SKIV2L has been associated with autosomal recessive Tricho-hepatoenteric syndrome (THES), also known as syndromic diarrhoea. This is a rare disorder with a prevalence
of about 1 in 1 million, and is characterised by the triad of hair abnormalities, hepatic changes and
intractable diarrhoea. Most patients are IUGR and show poor catch up growth. The majority of
children also have some immunodeficiency. A high percentage of patients will require lifelong PN
(60% at 10 years). Genetically, it is associated with mutations in TTC37 and more recently SKIV2L.
Infant A is currently being fed on a combination of parenteral nutrition, an amino acid feed, and dairyfree weaning. He has caught up with his developmental milestones, and his parents report a very
happy baby. His latest weight z score was -4.73.

unexpected and very rare genetic diagnosis was reached. This case emphasises the importance of
keeping rare differentials in mind whilst also raising the awareness of this rare disease.
14.45 – 14.55 Is HLA-DQ2/DQ8 typing really necessary for the ESPGHAN serological pathway for
diagnosing coeliac disease in symptomatic children?
1,2

1,2

3

Jagrati
Chopra ,
Dharam
Basude ,
Camelia
Vaina ,
Siba
Prosad
Paul
1
2
3
4
University of Bristol; Bristol Royal Hospital for Children, Yeovil District Hospital, Torbay Hospital

2,3,4

Case study:
5-year-old boy with abdominal pain, bloating, intermittent constipation and iron deficiency anaemia
[resistant to treatment]. Coeliac disease (CD) suspected and anti-tTG titre was 183 IU/ml (normal <10
IU/ml). However, HLA-DQ2/8 haplotype was negative; his genetic makeup was HLA-DQ5. Although he
was symptomatic with anti-tTG > 10 x upper limit of normal (10xULN), as per the ESPGHAN (2012)
guidelines, the boy was referred for upper GI endoscopy and small bowel biopsies to the Bristol Royal
Hospital for Children (BRHC) in July 2015. A diagnosis of CD was made via histological confirmation of
duodenal biopsies with Marsh 3b classification. He was started on a gluten free diet (GFD) and
remains well.
Study of children diagnosed via the non-biopsy pathway in the SW England:
Background: Non-biopsy pathway has been introduced in the SW England from May 2013 which
enables the paediatricians from DGHs to make a diagnosis of CD without necessarily involving the
paediatric gastroenterologists based at BRHC. This possibly is reflected in the fact that clinic letters at
diagnosis of CD was copied in to paediatric gastroenterologists at BRHC in the initial few months
following implementation of guidelines, but this was subsequently not the case. A tight quality control
in implementing the non-biopsy pathway by the paediatricians in DGHs therefore became difficult. A
retrospective study was therefore performed with the following aims:
 to understand whether the non-biopsy pathway has been correctly implemented
 whether HLA-DQ2/8 is really essential for the non-biopsy pathway
Methods: Cases were identified from the electronic non-biopsy pathway register kept at BRHC which
was updated based on voluntary reporting of cases diagnosed serologically in BRHC and DGHs. The
endoscopy register from BRHC was cross-checked for symptomatic cases with anti-tTG>10xULN but
had negative HLA-DQ2/8.
Results: 119 cases were identified where a non-biopsy diagnosis was made either in BRHC or DGHs –
complete data was available for 112 and included in study. Full data was available from BRHC and two
DGHs. 106/112 (94.6%) had anti-tTG>10xULN. HLA-DQ2/8 results were available for 98/112 (87.5%)
patients and all were positive, however 2/98 had anti-tTG<10xULN. A single case with antitTG>10xULN where HLA-DQ2/8 was negative, required biopsy confirmation.
Conclusion: Pilot data showed correct implementation of the non-biopsy pathway in 96/112 (85.7%)
cases. As all 96 cases where HLA-DQ2/8 was done had a positive status, it may be prudent to consider
diagnosing CD in symptomatic patients on the basis of anti-tTG>10xULN + positive anti-endomyseal
antibodies. We plan to extend the study by having all cases recruited from the SW region along with
extension of the study to the whole of South of England. There is need for further education and
understanding amongst paediatricians regarding the appropriate use of the ESPGHAN non-biopsy
pathway.

