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Celiac disease and upper tract Crohn’s
disease - A rare association

Doenca celiaca e doenca de Crohn do tubo digestivo superior - Uma rara

associacao

Sara Folgado Alberto®, Alexandra Martins, Jodo Ramos de Deus

Abstract | The authors present the case of a 47 years old
female, with no past or familial history, hospitalized due to
vomiting and significant weight loss over the last 9 months,
without abdominal pain, blood loss, constipation or diar-
rhoea. Blood tests results revealed iron deficiency anaemia,
seropositivity for ASCA, anti-transglutaminase antibody and
HLA-DQ2.

Upper Gl endoscopy showed several ulcers in duodenal
mucosa and an ulcerated stricture in D3; biopsies were
taken and histopathology revealed transmural inflamma-
tory chronic infiltrate, crypt loss and some areas of villous
atrophy and intraepithelial lymphocytosis. The small bowel
follow through confirmed 2 main strictures in duodenum
and proximal jejunum. She was started on prednisolone,
azathioprine and a gluten-free diet with an initial good response
although relapse was detected one month later. In this last
admission, parenteral nutrition was necessary due to her
deteriorated nutritional state and she also started infliximab,
with subsequent significant clinical and endoscopic im-
provement. GE-J Port-Gastrenterol 2012;19:33-35.
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RESUMO | Os autores apresentam o caso clinico de uma
mulher de 47 anos, sem antecedentes pessoais ou familiares,
internada por vémitos e emagrecimento significativo nos
Ultimos 9 meses; sem dor abdominal, perdas hematicas,
obstipacao ou diarreia. Laboratorialmente, de destacar
anemia ferropénica, seropositividade para ASCA, anticorpo
anti-transglutaminase e para HLA-DQ2.

A endoscopia digestiva alta mostrou varias Ulceras na mu-
cosa duodenal e estenose ulcerada em D3, cuja histologia
revelou infiltrado inflamatério cronico transmural, atrofia
de criptas e areas com atrofia vilositaria e linfocitose
intra-epitelial.

0O estudo baritado do intestino delgado confirmou a presen-
ca de 2 estenoses no duodeno e jejuno proximal. A doente
foi medicada com prednisolona, azatioprina e dieta sem gluten,
inicialmente com boa resposta, mas com recidiva apos
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1 més. Foi readmitida, com necessidade de alimentacao
parentérica devido ao mau estado nutricional. Comecou in-
fliximab, com melhoria clinica e endoscdpica subsequente.
GE-J Port-Gastrenterol 2012;19:33-35.

PALAVRAS-CHAVE: Doenca celiaca, doenca de Crohn, asso-
ciacao, estenose do intestino delgado, infliximab

INTRODUCTION

Both Crohn’s and Celiac diseases are chronic and immune
diseases of the small bowel that share some features.
Celiac disease is a small bowel disorder with mucosal in-
flammation, crypt hyperplasia and villous atrophy, induced
by gluten ingestion in genetically predisposed individuals.
Crohn’s disease is a chronic inflammatory immunomediated
disease potentially affecting the entire digestive system but
with predilection sites in the terminal ileum and colon™?2.
Some authors suggest that they may be related to each other,
although there are only a few reports in literature concerning
their simultaneous occurrence in the same patient'2

CASE REPORT

A 47 years old caucasian woman, without personals or
familiar priors, was admitted in our department due to nau-
sea, vomiting and weight loss of 35% in the last 9 months. She
had no abdominal pain or blood loss and her bowel habits
remained regular, without constipation or diarrhea. The
physical examination only showed a thin woman, weighting
35 Kg, body mass index of 15, with digital hypocratism.
The initial blood samples revealed: iron deficiency anaemia
(haemoglobin:10g/dl; mean corpuscular volume:73fl;
iron:27 pg/dL; transferrin: 192 pg/dL; ferritin:50 ng/dL),
sedimentation rate: 55mm; C reactive protein: 11.6 mg/dL;
albumin: 2.1 mg/dL. Cultures from blood and faeces, Human
Immunodeficiency Virus, immunoglobulin profile and Mantoux
test were either negative or normal.

An upper endoscopy was performed showing gastric stasis,
hyperemia and multiple aftoid ulcers in the duodenum and a
stricture in D3 with ulcerated mucosa (Figures 1, 2 and 3).
The biopsies of the aftoid ulcers and ulcerated stricture
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revealed crypt loss and transmural chronic inflammatory
infiltrate without granulomas. In areas of normal mucosa,
some villous atrophy and intra-epithelial lymphocytosis
were observed (Figure 4). Cytomegalovirus was excluded
by immunohistochemistry techniques.

She started ciprofloxacin and metronidazol to rule out

bacterial proliferation that was stopped later on.
A normal ileocolonoscopy with normal biopsies was also
performed as well as a small bowel follow through. In this
last exam two main strictures with irregular mucosa were
observed, one in the duodenum and the other in the proximal
jejunum.

Abdominal ultrasound and computed tomography showed
small mesenteric lymphadenopathies and densification of
adipose tissue and mesentery.

This time, new blood samples revealed positive serology
for celiac disease (anti tissue transglutaminase IgG and
IgA) and positive anti Saccharomyces cerevisiae (ASCA). The
HLA-DQ2 was also positive.

We assumed that the patient had Crohn’s disease (the aftoid
ulcers were typical, there was a stricture and densification
of adipose tissue in CT scan and a positive ASCA) and also a
celiac disease (positive and specific serology and intraepithelial
lymphocytosis). Lymphoproliferative disease was excluded
by repeated negative histology and also by a normal im-
munohistochemistry profile of the mucosal lymphocytes
without any clonal proliferation.

She was put on a gluten free diet, prednisolone 40 mg/
daily (with progressive tapering after two weeks) and aza-
thioprine (2,5 mg/kg/d) due to the severity of her symptoms.
She was discharged with clinical improvement. About one
month later she was readmitted with the same complaints,
after intake of diclofenac for back pain and poor adherence
to a gluten-free diet.

Infectious complications, such as intraabdominal abscess,
were ruled out. An enteroscopy revealed the same lesions,
persisting aftoid ulcers and D3 stricture. Due to her de-
teriorated nutrional state, both enteral (gluten-free) and
parenteral nutrition were undertaken for almost 3 weeks,
with a good clinical response. By this time, 10 weeks after
the beginning of azathioprine, another enteroscopy was
performed showing a duodenal mucosa in healing process
with a significant improvement of the stricture with no need

Figure 4 In the areas of normal mucosa the hlstology reve-
aled villous atrophy and intra-epithelial lymphocytosis.

for endoscopic dilation. A small bowel follow through was
repeated revealing the persistence of the two main strictures.
We decided to maintain azathioprine and start infliximab
(0, 2 and 6 weeks and then maintenance g8 weeks).
The patient remained symptom free and gained 8 Kg
in a 6 months’ period.

DISCUSSION

We presented the clinical case of a patient with Crohn’s
and celiac disease.

Both are genetically predisposed diseases that share a
similar immune-mediated Th1 inflammatory cascade in
response to loss of tolerance to external antigens (gluten
for celiac disease and intestinal flora to Crohn’s disease)'?.

This may be responsible for the concomitant occurren-
ce of both diseases. In several studies the association with
ulcerative colitis is almost absent, probably because the
last one has a Th2 pattern’, although some studies related
exactly the contrary®.

Celiac patients and their relatives have a greater predisposi-
tion to Crohn’s disease compared to the control population’24,
with equal predisposition to other autoimmune diseases
such as insulin-dependent diabetes mellitus or thyroiditis?.
In contrast, the prevalence of celiac disease among inflam-
matory bowel disease (IBD) patients was comparable with
general population®.

Moreover, the auto antibody profile of both diseases may
be crossed. Anti-tissue transglutaminase antibody has
high sensitivity and specificity for celiac disease®. Despite
the high specificity of ASCA for Crohn’s disease, they can
also be positive in some patients with celiac disease’.

Figure 1 Multiple aftoid ulcers in the
duodenum
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Figures 2 and 3 Multiple aftoid ulcers in the duodenum and a stricture in D3 with
ulcerated mucosa.



In spite of these explanations and the relatively high preva-
lence of both diseases, there are only a few reports describing
the association between Crohn’s and celiac disease?8%10 .

In the majority of the published cases, Celiac disease
preceded the diagnosis of Crohn’s disease?8’. Furthermo-
re, most patients had symptomatic Celiac disease? and co-
lonic or terminal ileum Crohn’s disease?. We think that our
patient fits the rare profile of a latent celiac with an active
upper tract Crohn’s disease with stricturing behaviour (A3,
B2, L4 according to Montreal ‘s classification).

The use of azathioprine and infliximab is recommended
in both diseases when they are too severe or refractory'.
Despite the latent celiac disease pattern, we are convinced
that it's reasonable to continue a gluten-free diet, even lifelong,
to prevent relapses.

CONCLUSION

The occurrence of celiac disease and upper Crohn’s disease
in the same patient is an extremely rare association, although
they share some features as previously described. By ha-
ving both conditions affecting the duodenum and proximal
jejunum, the nutritional status of this patient was severely
compromised, demanding a challenging treatment strategy,
with step-up drug therapy. Because this was successful,
we prevented more aggressive therapy, such as endoscopic
dilation or surgery.
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