Journal of Surgical Case Reports, 2024, 10, rjae570

https://doi.org/10.1093/jscr/rjae570
Case Report

OXFORD

Case Report

Ileal intussusception due to heterotopic pancreas in the
ileum: a case report
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Abstract

Heterotopic pancreas (HP) is a rare condition where pancreatic tissue is found outside its usual location, usually within the gastrointesti-
nal tract. While typically asymptomatic, HP can cause complications like gastrointestinal bleeding and intussusception, especially in
adults, posing diagnostic and therapeutic challenges. A 31-year-old male presented with severe abdominal pain, nausea, and vomiting.
Initial imaging revealed significant ileal and cecal wall thickening. Despite antibiotic therapy, his condition worsened, necessitating
exploratory laparotomy. Intraoperative findings showed ileal intussusception near the cecum, leading to ileocecal resection and ileo-
colic anastomosis. Pathological examination confirmed HP as the cause of intussusception. This case underscores the importance of
considering HP in adult intussusception. Timely surgical intervention is critical to prevent severe complications. At a two-year follow-up,

he remained symptom-free, highlighting the necessity for prompt diagnosis and management.
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Introduction

Heterotopic pancreas (HP) refers to the presence of pancreatic
tissue in organs different from the pancreas itself, usually in
other portions of the gastrointestinal tract. The real prevalence
is unknown as it's usually asymptomatic, but it may causes
different clinical pictures [1]. Due toits rarity, it can pose problems
in the diagnostic and therapeutic management. We encountered
a case of ileal intussusception as consequence of ileal HP, which
represented a very unusual surgical emergency.

Patient

A 31-year-old male was complaining episodes of abdominal pain
in the umbilical region with nausea. In medical history he under-
went an appendectomy. Chronic gastritis was found on esoph-
agogastroduodenoscopy (EGD) and proton-pump inhibitors (PPI)
treatment was started, with regression of symptoms. After two
months, he took ketoprofen for back pain for two days when
a severe abdominal pain in the umbilical and right iliac region
started, with nausea and vomit. He had normal vital signs and
tenderness in the right lumbar and iliac regions. Blood exams
showed leucocytosis (GB 14.120 x 10%/ml) with neutrophilia (88%).
A plain abdomen X-ray showed absence of representation in the
right regions, with small bowel loops’ distension on the left (Fig. 1).

An abdomen US displayed the presence of visceral distension with
cockade appearance, consistent with an inflammatory condition
of the cecum and the ileocecal site, with wall thickening of 6 up to
10 mm and free fluid near the cecum (Fig. 2). Contrast-enhanced
CT confirmed wall thickening of the last ileal loop and the cecum
up to 20 mm (Fig. 3A and B). Antibiotic therapy was started. The
next day the pain worsened and there was an abdominal mass in
the right iliac region with rebound tenderness. Blood examination
showed further increase in leucocytosis (GB 18560) and a new CT
was done. The wall thickening increased up to 24 mm, and the
last ileal loop was more hypointense, with a twisted appearance
around its mesentery (Fig. 3C). Exploratory laparotomy was per-
formed. During surgery we found an ileal intussusception of the
distal ileum near the cecum, and an ileocecal resection with ileo-
colic anastomosis was done. On the first post-operatory day he
developed haematochezia and acute anaemia, so he underwent
reintervention with resection of the anastomosis and ileostomy.
The following post-operative course was uneventful.

On pathological examination of 41 cm of ileus and 5 of cecum,
they found a 29 cm ileo-ileal intussusception that goes 6 cm
near the ileocecal valve. The everted ileum was characterized
by haemorrhagic submucosal and mucosal infarction. Near the
proximal margin, nodular lesion within the ileal wall was found.
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Figure 1. Plain abdomen X-ray showing limited visibility of the colon on
the right side with small bowel loops’ distension on the left regions,
without free air.

19di 19

Figure 2. Abdomen ultrasound image displaying visceral distension with
a cockade appearance consistent with an inflammatory condition of the
cecum and the ileocecal site, showing wall thickening of 6 up to 10 mm
and free fluid near the cecum.

It was duro-elastic and grey-pink, with a maximum diameter of
2 cm, consistent with nodular heterotopia of normal pancreatic
tissue in the submucosal and the internal half of the muscular
layer of the ileum.

After 6 months, he underwent reversal of the stoma and after
a two-year follow-up he has no health problems.

Discussion

HP is defined as pancreatic tissue lacking anatomical or vascular
connection to the pancreas. In the majority of reported cases
(70%-90%) [2] the occurrence of HP is reported in the gastrointesti-
nal system (stomach, duodenum, jejunum, Meckel’s diverticulum,
colon, gallbladder, and liver) [2-4]. However HP has been reported

Figure 3. A and B: Coronal and axial sections of contrast-

enhanced CT scan confirming wall thickening of the last ileal loop and
the cecum up to 20 mm. C: CT imaging performed the following day,
displaying increased wall thickening up to 24 mm with the last ileal loop
appearing twisted around its mesentery.

rarely in other anatomical districts as fallopian tubes, medi-
astinum, spleen, mesentery and umbilicus [5]. While it remains
unclear, one of the main hypotheses for its aetiology identifies
during the embryological rotation of the foregut: at the moment
of the fusion of the dorsal and ventral pancreatic buds, part of
the pancreatic tissues separates from the developing pancreas
colonizing the digestive tracts [2]. It is alternatively proposed that
HP could arise from metaplastic phenomenon occurring during
embryological development [1, 2, 4].

A classification system for HP was initially developed by Hein-
rech in 1909 and later refined in 1973 by Gaspar-Fuentes [4]. It
divides HP cases into four main classes: Type-1, composed of
typical pancreatic tissue with acini, islet cells, and ducts similar
to normal pancreas; Type-2, comprising only pancreatic ducts;
Type-3, constituted by acinar tissue only, and Type-4 which solely
includes islet cells [4, 6].

The real prevalence of HP is unknown. Prevalence on autoptic
findings is between 0.5% and 13.7% [1]. HP cases are largely
asymptomatic, thus remaining undiagnosed. Majority of reported
HP cases (up to 65.5%) has been identified incidentally [4]. Only
6.9% of the reported HP cases have been diagnosed after investi-
gating secondary complications [4].

While largely asymptomatic, HP is correlated with clinical
manifestations typical for the orthotopic pancreas such as pan-
creatitis, pseudocyst formation and benign and malignant neo-
plasms [1]. Unspecific symptoms include gastrointestinal bleed-
ing, bowel obstruction, and abdominal pain [7-12]. Malignant
transformation of HP has been also identified as an extremely rare
event, with only 17 cases reported in literature [13]. Intussuscep-
tion represents 2% of the described complications of HP. [4]

Intussusception per se is more frequent in children than in
adults, representing the most common cause of occlusion in chil-
dren, while accounting for only the 0.1% of adult hospitalizations
[14, 15]. In children intussusception is mostly idiopathic, in adults
a clinical cause can be identified in up to 90% of the cases. Within
those, benign tumours, including HP, account for 21% of colonic
intussusception and 40% of small bowel intussusception [14].
Specifically, HP is reported being the pathological leading point
for 2% to 12% of total intussusception cases [5].

Because of the high frequency of asymptomatic HP cases, their
diagnosis is problematic. Due to the low incidence of specific HP
complication, clinicians should be aware of the relatively high
prevalence of HP and its meaning in the comprehensive clinical
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picture. Diagnosis is generally made on histopathology, but cap-
sule endoscopy has been reported being an efficient identification
tool for ileal HP while investigating cases of epigastric pain and
bloody stool [16].

The treatment is generally necessary for symptomatic or com-
plicated HP cases and it's dependent on presentation’s severity
and localization. For gastrointestinal lesions, resection is usually
recommended. Endoscopic mucosal or submucosal resection can
be sometimes performed for less severe presentation. However,
due to high incidence of complication and lower therapeutic yield
of endoscopic techniques, surgical resection should be preferred
for asymptomatic lesions > 3 cm, symptomatic ectopic pan-
creas, biopsied lesions with evidence of premalignancy, or lesions
located in the muscularis propria, subserosa, or serosal layers of
the GI tract [4, 7, 13, 14].

Conflict of interest statement

All authors declare that they have no conflict of interest. Informed
consent was obtained from the patient being included in the
study.

Funding

None declared.

References

1. Rezvani M, Menias C, Sandrasegaran K, et al. Heterotopic pan-
creas: histopathologic features, imaging findings, and compli-
cations. Radiographics 2017;37:484-99. https://doi.org/10.1148/
rg.2017160091.

2. Kilius A, Samalavicius NE, Danys D, et al. Asymptomatic het-
erotopic pancreas in Meckel’s diverticulum: a case report and
review of the literature. ] Med Case Reports 2015;9:108. https://
doi.org/10.1186/s13256-015-0576-x.

3. Xiang S, Zhang F, Xu G. Ectopic pancreas in the ileum. Medicine
(Baltimore) 2019;98:€17691. https://doi.org/10.1097/MD.00000000
00017691.

4. Vitiello GA, Cavnar MJ, Hajdu C, et al. Minimally invasive
management of ectopic pancreas. ] Laparoendosc Adv Surg Tech
2017;27:277-82. https://doi.org/10.1089/1ap.2016.0562.

10.

11.

12.

13.

14.

15.

16.

Heterotopic pancreas in the ileum | 3

. Monier A, Awad A, Szmigielski W, et al. Heterotopic pancreas:

a rare cause if Ileo-Ileal intussusception. Polish ] Radiol 2014;79:
349-51. https://doi.org/10.12659/PJR.890913.

. Trifan A, Tarcoveanu E, Danciu M, et al. Gastric heterotopic

pancreas: an unusual case and review of the literature. ] Gas-
trointestin Liver Dis 2021;2:209-12.

. Abel R, Keen CE, Bingham JB, et al. Heterotopic pancreas as

lead point in intussusception: new variant of vitellointestinal
tract malformation. Pediatr Dev Pathol 1999;2:367-70. https://doi.
0rg/10.1007/5s100249900136.

. Mickuniene R, Stundiene I, Jucaitis T, et al. A case of ectopic pan-

creas in the ileum presenting as obscure gastrointestinal bleed-
ing and abdominal pain. BMC Gastroenterol 2019;19:57. https://
doi.org/10.1186/512876-019-0971-7.

. Seet RCS, Lee Gong L, Ananth TP. Image of the month. Gastroen-

terology 2005;128:8-252. https://doi.org/10.1053/j.gastro.2004.
11.034.

Ganapathi S, Villa F, Perera R, et al. Ectopic pancreas, intussus-
ception, and a ruptured mesenteric band: an unusual associa-
tion. Clin Anat 2011;24:128-32. https://doi.org/10.1002/ca.21052.
Hamada Y, Yonekura Y, Tanano A, et al. Isolated heterotopic
pancreas causing intussusception. Eur ] Pediatr Surg 2000;10:
197-200. https://doi.org/10.1055/5-2008-1072357.

Hashimoto R, Matsuda T. Jejunal ectopic pancreas. Clin
Gastroenterol Hepatol 2019;17:A43. https://doi.org/10.1016/j.
cgh.2018.04.010.

Kaneko T, Ohara M, Okamura K, et al. Adenocarcinoma arising
from an ectopic pancreas in the duodenum: a case report.
Surg Case Reports 2019;5:126. https://doi.org/10.1186/540792-019-
0684-8.

Chandra N, Campbell S, Gibson M, et al. Intussusception caused
by a heterotopic pancreas. Case report and literature review
JOP 2004;5:476-9. https://doi.org/http://www.ncbi.nlm.nih.gov/
pubmed/15536284.

Guerci C, Colombo F, Goi G, et al. Case report: Ileo-Ileal intussus-
ception secondary to inflammatory fibroid polyp: a rare cause
of intestinal obstruction. Front Surg 2022;9:876396. https://doi.
org/10.3389/fsurg.2022.876396.

Chen H-L, Lin S-C, Chang W-H, et al. Identification of ectopic
pancreas in the ileum by capsule endoscopy. J Formos Med
Assoc  2007;106:240-3. https://doi.org/10.1016/50929-6646(09)
60246-1.

202 1900J00 LE UO JOSN OUBIAl IP AU - 8Y99J0lqig 3][oP OJUSWEUIPIO0D BUOISINIA AQ 2681 182/0./G9BI/0L/¥20Z/9101Me/1sl/woo"dno-olwapeoe//:sdjy oy papeojumod


https://doi.org/10.1148/rg.2017160091
https://doi.org/10.1148/rg.2017160091
https://doi.org/10.1148/rg.2017160091
https://doi.org/10.1148/rg.2017160091
https://doi.org/10.1186/s13256-015-0576-x
https://doi.org/10.1186/s13256-015-0576-x
https://doi.org/10.1186/s13256-015-0576-x
https://doi.org/10.1186/s13256-015-0576-x
https://doi.org/10.1186/s13256-015-0576-x
https://doi.org/10.1097/MD.0000000000017691
https://doi.org/10.1089/lap.2016.0562
https://doi.org/10.1089/lap.2016.0562
https://doi.org/10.1089/lap.2016.0562
https://doi.org/10.1089/lap.2016.0562
https://doi.org/10.12659/PJR.890913
https://doi.org/10.12659/PJR.890913
https://doi.org/10.12659/PJR.890913
https://doi.org/10.12659/PJR.890913
https://doi.org/10.1007/s100249900136
https://doi.org/10.1007/s100249900136
https://doi.org/10.1007/s100249900136
https://doi.org/10.1007/s100249900136
https://doi.org/10.1186/s12876-019-0971-7
https://doi.org/10.1186/s12876-019-0971-7
https://doi.org/10.1186/s12876-019-0971-7
https://doi.org/10.1186/s12876-019-0971-7
https://doi.org/10.1053/j.gastro.2004.11.034
https://doi.org/10.1002/ca.21052
https://doi.org/10.1002/ca.21052
https://doi.org/10.1002/ca.21052
https://doi.org/10.1002/ca.21052
https://doi.org/10.1055/s-2008-1072357
https://doi.org/10.1055/s-2008-1072357
https://doi.org/10.1055/s-2008-1072357
https://doi.org/10.1055/s-2008-1072357
https://doi.org/10.1016/j.cgh.2018.04.010
https://doi.org/10.1016/j.cgh.2018.04.010
https://doi.org/10.1016/j.cgh.2018.04.010
https://doi.org/10.1016/j.cgh.2018.04.010
https://doi.org/10.1016/j.cgh.2018.04.010
https://doi.org/10.1186/s40792-019-0684-8
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/http://www.ncbi.nlm.nih.gov/pubmed/15536284
https://doi.org/10.3389/fsurg.2022.876396
https://doi.org/10.3389/fsurg.2022.876396
https://doi.org/10.3389/fsurg.2022.876396
https://doi.org/10.3389/fsurg.2022.876396
https://doi.org/10.1016/S0929-6646(09)60246-1

	 Ileal intussusception due to heterotopic pancreas in the ileum: a case report
	Introduction
	Patient
	Discussion
	Conflict of interest statement
	Funding


