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Enteral bleeding in a former preterm girl with short bowel
syndrome: Do not miss the diagnosis
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Case Report

A 9-year-old former preterm girl was referred to our attention
for massive but self-limiting enteral bleeding. Medical history was
remarkable for neonatal necrotizing enterocolitis, subsequent
wide ileal resection with ileocecal valve removal and jejuno colic
anastomosis. Before enteral autonomy achievement, parenteral
nutrition was required for the first 5 years of life due to short
bowel syndrome (SBS). Mild chronic iron deficiency anaemia
(IDA) was diagnosed 2 years before the admission and it was
treated with oral iron supplementation with partial efficacy.
Physical examination revealed sinus tachycardia (148 bpm) and a
3/6 systolic murmur at the apex. Laboratory tests showed severe
microcytic anaemia (haemoglobin 4.9 g/dl, mean corpuscular
volume 60 fl) with low ferritin (2.4 ng/L); folinic acid, vitamin
B12, C-reactive protein and erythrocyte sedimentation rate were
within the normal range. After blood transfusion, colonoscopy
and upper endoscopy were performed, both negative for patho-
logical findings. Capsule endoscopy was therefore conducted,
showing a large ileal post-anastomotic circumferential ulcer
(Fig. 1). Based on these findings, a diagnosis of anastomotic
ulceration (AU) was made. After one intravenous dose of ferric

Key Points

1 Anastomotic ulceration (AU) is a late complication of bowel
resection in infancy with a significant impact on patients’ qual-
ity of life. Symptoms are usually insidious and the diagnosis is
challenging: a high index of awareness is necessary not to
miss the diagnosis.

2 The presence of iron deficiency anaemia refractory to oral iron
supplementation in a child who underwent bowel resection in
the neonatal period should always raise the suspicion of AU.

3 Standard endoscopic techniques are often negative for patho-
logical findings; in these cases capsule endoscopy should be
conducted.

4 Due to high recurrence after AU surgical resection, a medical
approach should be the mainstay of therapy.
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carboxymaltose (15 mg/kg), the girl was discharged with oral iron
supplementation, metronidazole and mesalamine. Haemoglobin
increased gradually with achievement of a stable value (11 g/dl)
after 6 months despite persistent faecal occult blood loss. At a
2-year follow-up, no recurrence of massive enteral bleeding
occurred.

Discussion

Anastomotic ulceration is a potential life-threatening and under-
recognised condition that could complicate intestinal resection. Due
to its rarity, the exact incidence in children is not well established,
varying between 0.3%" and 8% of resected patients. After the first
report in 1988,% only a few paediatric cases have been published,
the largest series gathering 11 patients in 2014." Typically, affected
children are former preterm neonates who underwent bowel re-
section soon after birth due to several underlying diseases, such as
severe necrotizing enterocolitis, congenital malformations (atresia,
gastroschisis, omphalocele), volvulus, and intussusception.

Symptoms of AU can occur up to 18 years after surgery and
are usually insidious.’> Main presenting feature is IDA refractory
to oral iron supplementation. As SBS is a common comorbidity
in these children, IDA is often misinterpreted as a consequence of
malabsorption, leading to significant diagnostic delay. Acute mas-
sive enteral bleeding is less common but can require emergency
treatment and can be potentially fatal. Lethargy, abdominal pain,
growth retardation and hypoalbuminemia are also described.'*
Systemic inflammatory markers are negative and help differenti-
ate AU and inflammatory bowel disease.

Fig 1 Large ileal post-anastomotic circumferential ulcer revealed by
capsule endoscopy.
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Enteral bleeding in short bowel syndrome

In the majority of patients, the aetiology of AU remains
unknown. Several possible mechanisms have been proposed, but
no one has been clearly demonstrated as a causative factor: expo-
sure of ileal mucosa to colonic micro-environment especially in
case of ileocecal valve removal; local ischemia due to scar tissue
at the anastomotic site; reaction to a foreign body in the form of
surgical material; bile acid and pancreatic enzyme activity; abnor-
mal motility and bacterial overgrowth.*

Because of previous extensive abdominal surgery and serial
transverse enteroplasty, most patients have an unusual intestinal
anatomy. Thus, the involved area may be difficult to visualise
with standard endoscopic technique, contributing to diagnostic
delay.! Capsule endoscopy has proven to be a valid
diagnostic tool’ that should be performed in all cases of presump-
tive AU, based on clinical and anamnestic characteristics despite
normal upper endoscopy and colonoscopy. A high index of suspi-
cion is, therefore, necessary to make a correct diagnosis.

Due to limited evidence base, no specific treatment is strongly
recommended. Various therapies have been tried,” including
metronidazole, sulfasalazine, mesalamine, budesonide, antacid
drugs, cholestyramine and, more recently, local treatment with
argon-plasma coagulation and platelet-rich fibrin,> with only lim-
ited success. Indeed, recurrences are frequent and many patients
undergo repeated endoscopic or surgical treatments.® Among
24 patients who underwent surgical ulcer resection, 67% had a
relapse, which occurred 1 month to 3 years after the operation.'
Because of this high rate of early recurrence, in children who are
often already affected by SBS, a medical approach should be the
mainstay of therapy. On the basis of available data, first step
management should consist of iron supplementation, deco-
ntaminant antibiotic treatment associations and topical anti-
inflammatory drugs, repeated over time to maintain remission.
Due to the frequent need for intravenous iron supplementation,
the use of ferric carboxymaltose could facilitate, as in our case,
the management and quality of life of patients. Indeed, it pro-
vides controlled delivery of iron after a single high dose infusion
that has proven to be effective and safe for chronic IDA from
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several causes.” Surgery should be limited to life-threatening
bleedings or refractory symptomatic disease.
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