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ABSTRACT

Celiac disease is an inflammatory injury in the small bowel mucosal
that occurs after ingestion of gluten. Here, is a case of idiopathic
intestinal obstruction at the terminal ileum in a patient with celiac
disease. A 34-year old Caucasian lady presented with terminal ileum
obstruction and abdominal fluid collection. She was diagnosed with
celiac disease based on the histological findings of focal villous
atrophy, intraepithelial lymphocytic infiltrate and crypt hyperplasia
with mitoses at the terminal ileal and jejenal biopsies, elevated
anti-tissue transglutaminase antibody (Ab) Immunoglobulin (Ig)
G, raised anti-tissue transglutaminase Ab IgA; and; positive HLA
DQ2 gene. Her intestinal obstruction and abdominal fluid collection
resolved with gluten free diet. In conclusion, intestinal obstruction
at the terminal ileum and fluid collection in the abdomen can be
a complication of celiac disease. A gluten free diet can lead to
resolution of the intestinal obstruction and abdominal fluid collection
in celiac disease.
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INTRODUCTION

Celiac disease is a small bowel disorder. It is characterized by small
bowel mucosal inflammation, villous atrophy and crypt hyperplasia
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with resultant malabsorption. The inflammatory injury to the small
bowel mucosa occurs after the ingestion of gluten'”
celiac disease can present with a variety of symptoms. Patients with
celiac disease who do not present with the classical malabsorption
symptoms are usually diagnosed late. Here, is a case of idiopathic
intestinal obstruction at the terminal ileum and abdominal collection

. Patients with

in a patient with celiac disease.

CASE REPORT

A 34-year old Caucasian lady presented with acute abdominal pain,
vomiting, and fever. At presentation, she was found to have fever of
40.3°C, and, tenderness in the right lower quadrant. However, there
was no evidence of rebound or rigidity. Abdominal X-ray showed
dilatation of the small intestine and intestinal obstruction in the small
intestine.

An urgent computerized tomography (CT) of the whole abdomen
showed dilated loop at the terminal ileum in the right lower abdomen
with thickening and edema of the ileal wall (Figure 1). The proximal
small bowel was also distended. Fluid was present in the right para-
colic gutter, sub-hepatic region and in the pelvis. There was no
evidence of lymphadenopathy. The CT was suggestive of distal small
bowel obstruction at the ileum with surrounding wall edema.

Gynecological examination was unremarkable with no evidence
of adnexal tenderness or pelvic inflammatory disease. High vaginal
swab were negative for bacteria, virus, or chlamydia. Stool was
negative for bacteria and Mycobacteria tuberculosis. There was no
evidence of parasite infestation on three repeated stool samples.
Serologic tests for Trichinella spiralis, Wuchereria bancrofti,
Toxocara canis, Schistosoma and Echinococcus were all negative.

A colonoscopy was performed on day-3 of admission. The
endoscope was passed to around 15 cm from the ileal-cecal valve.
No intramucosal lesion could be seen in the colon or terminal ileum.
Multiple biopsies were taken from the terminal ileum and colon.

The biopsy specimens were fixed in 10% neutral buffered formalin,
processed using automated tissue processor and all embedded as
paraftin blocks. Sections of 3 micron thick were cut, stained with
haematoxylin & eosin and examined under light microscopy.

The terminal ileum showed focal villous atrophy (Figure
2A), intraepithelial lymphocytic infiltrate (Figure 2B) and crypt
hyperplasia with mitoses (Figure 2C) were demonstrated. These
findings were suggestive of celiac disease. Multiple biopsies taken



Figure 1 Computerized tomography showing dilated loop at the terminal
ileum with thickening of the wall and edema.
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Figure 2 High powered field of terminal ileal biopsy showing (A) focal
villous atrophy (%200); (B) intraepithelial lymphocytic infiltrate (x400);
and (C) crypt hyperplasia with mitoses (x400) by haematoxylin and eosin
staining.
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from the colon showed mild non-specific inflammation.

The patient had a raised anti-tissue transglutaminase antibody
(Ab) immunoglobulin (Ig) G 92 U/mL (normal range <6). But her
anti-tissue transglutaminase Ab IgA, anti-gliadin Ab (IgA and IgG)
and endomysial Ab (IgA) were all negative, respectively. She had a
decreased serum IgA 44 mg/dL (normal range 87-474) and serum
1gM 36 mg/dL (normal range 48-312). Her serum IgG was normal at
777 mg/dL (normal range 681-1648).

Upper endoscopy was normal and duodenal biopsies showed non-
specific lymphangiectasia. There was no evidence of celiac disease
on duodenal biopsies. Small bowel capsule endoscopy performed
one month after resolution of intestinal obstruction was negative for
stricture, ulcers or tumors in the small intestine. The capsule was able
to pass through the ileum without difficulty. Jejenal biopsies taken
by small bowel enteroscopy showed evidence of celiac disease with
focal villous atrophy, intraepithelial lymphocytic infiltrate and crypt
hyperplasia with mitoses.

HLA DQ2 and HLA DQS8 were tested by the Protrans Domino
System HLA Celiac Disease [CD] Association kit (Protrans, Ketsch,
Germany). HLA DQ2 was found to be present. The genotypes
detected were: DRB1*¥03:01, DQA1*05:01, DQB1*02:01,
DRBI1*07, DQA1*02:01, DQB1*02:02. HLA DQ8 was not present.

The intestinal obstruction resolved on Day-6 of admission with
conservative measures. A CT scan taken at this juncture showed
complete resolution of the terminal ileal obstruction. However, the
previously seen gross wall thickening and edema at the terminal
ileum was still present. The fluid in the right para-colic gutter, sub-
hepatic region and in the pelvis was still present.

She was then commenced on a gluten free diet. A repeat CT
performed 4 weeks after gluten free diet revealed complete resolution
of the gross wall thickening and edema at the terminal ileum. The
fluid in the right para-colic gutter, sub-hepatic region and in the
pelvis had also completely resolved.

Her serum IgA and IgM returned to normal 8 weeks after gluten
free diet. At this point, her anti-tissue transglutaminase Ab IgG had
decreased to 56 U/mL (normal range <6). However, her anti-tissue
transglutaminase Ab IgA was raised at 28 U/ml (normal range <2).

Colonoscopy at 12 months after initiation of gluten free diet showed
complete resolution of histological changes previously detected in the
terminal ileum. Her anti-tissue transglutaminase Ab IgG had decreased
to 16 U/mL (normal range <6), and her anti-tissue transglutaminase
AD IgA had decreased to 10 U/mL (normal range <2).

In view of her celiac disease and the site of the obstruction, we
even performed a whole body positron emission tomography-
computerized tomography to look for evidence of lymphoma
complicating celiac disease. But this was negative. She was followed-
up for a period of 24 months. CT whole abdomen performed at 12
months and 24 months of follow-up showed no recurrence of the
intestinal obstruction or abdominal fluid collection. There was also
no evidence of lymphoma complicating her celiac disease on CT
scan.

DISCUSSION

Intestinal obstruction is an uncommon presentation of celiac
disease™’!. The site of the small bowel obstruction, when it
uncommonly occurs, is usually at the proximal or mid-jejunum®**.,
The cause of intestinal obstruction in celiac disease is usually due
to the formation of strictures, ulcerations, or, tumors in the small
bowel™. However, in a long term follow-up study, those with
intestinal obstruction due to ulcerations or strictures, were eventually

diagnosed with small bowel lymphoma'.
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Unlike previous reports, the site of this patient’s intestinal
obstruction was located at the terminal ileum. This is an atypical site
for intestinal obstruction in celiac disease™". Besides the atypical
site of obstruction, this patient also had fluid collection in the
abdomen. The common pathological conditions in the terminal ileum
would be tuberculosis, small bowel lymphoma, Yersinia infection,
neuroendocrine tumor or inflammatory bowel disease, rather than
celiac disease™.

The histological findings in the terminal ileum, raised anti-tissue
transglutaminase Ab IgG, raised anti-tissue transglutaminase Ab
IgA (upon normalization of her serum IgA), positive HLA DQ2 and
resolution of histological features after gluten free diet in this patient
confirmed the diagnosis of celiac disease. In view of the diagnosis
of celiac disease, the possibility of terminal ileum lymphoma as a
cause for her intestinal obstruction was highly suspected. However,
after a follow-up of a period of 24 months, there was no evidence of
lymphoma in this patient.

Therefore, clinicians should bear in mind the possibility of celiac
disease in patients presenting with intestinal obstruction. This will
allow clinicians to avoid an unnecessary laparotomy in those with
an idiopathic cause for the intestinal obstruction complicating
celiac disease. In this patient, the intestinal obstruction resolved
with expectant management and withdrawal of gluten. As we were
able to diagnose the celiac disease early, the diagnosis of intestinal
obstruction complicating celiac disease was made early.

As conservative measures can lead to resolution of intestinal

obstruction due to an idiopathic cause in celiac disease"

, an early
diagnosis will enable clinicians to allow conservative measures and
the effect of gluten withdrawal to take effect before proceeding to a
laparotomy.

In addition to the obstruction at the terminal ileum, this patient also
had fluid collection in her abdomen. Fluid collection in the abdomen
is also an uncommon presentation of celiac disease. Although, the
fluid was still present on Day-6 of admission, we decided to observe

this rather than to perform diagnostic tapping. The gluten free diet
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also led to complete resolution of the fluid collection as evidenced on
the CT performed four weeks after a gluten free diet.

One possible reason for the atypical site of obstruction in the
terminal ileum may be due to gluten-driven inflammation in the
terminal ileum. As we saw on histology, typical features of celiac
disease were only found in the terminal ileum and jejenum; but;
not in the duodenum. The changes in the terminal ileum may
have resulted in mucosal inflammation in the terminal ileum. The
mucosal inflammation in the terminal ileum may have impaired both
the smooth muscle contractility and release of neurotransmitters
in the terminal ileum. This may have resulted in impaired motor
abnormalities in the terminal ileum and intestinal obstruction to occur
at this site,

In conclusion, intestinal obstruction at the terminal ileum and fluid
collection in the abdomen can be a complication of celiac disease.
A gluten free diet can lead to resolution of the idiopathic intestinal
obstruction and fluid in the abdomen in celiac disease.
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