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Abstract

BACKGROUND

A large percentage of patients with ectopic pancreas are asymptomatic. When present,
the symptoms are typically non-specific. These lesions are predominantly located in the
stomach and benign in nature. Synchronous multiple early gastric cancer (SMEGC)
(two or more simultaneous malignant lesions with early gastric cancer) is relatively rare
and particularly easy to overlook during endoscopic examination. The prognosis of
SMEGC is generally poor. We report a rare case of ectopic pancreas with concomitant

SMEGC.

CASE SUMMARY

A 74-year-old woman presented with paroxysmal upper abdominal pain. On initial
investigations, she tested positive for Helicobacter pylori (H. pylor). She underwent
esophagogastroduodenoscopy which revealed a 1.5 x 2 cm major lesion at the greater
curvature and a 1 cm minor lesion at the lesser curvature of the stomach. On endoscopic
ultrasound, the major lesion showed hypoechoic changes, uneven internal echoes and
unclear boundaries between some areas and the muscularis propria. Endoscopic
submucosal dissection was performed to excise the minor lesion. A laparoscopic
resection was chosen for the major lesion. On histopathological examination, the major
lesion contained high grade intraepithelial neoplasia with a small focus of cancer. A
separate underlying ectopic pancreas was found under this lesion. The minor lesion
contained high grade intraepithelial neoplasia. In this case, the patient was diagnosed

with SMEGC with concomitant ectopic pancreas in the stomach.

CONCLUSION
Patients with atrophy, H. pylori, and other risk factors should be carefully investigated

to avoid missing other lesions including SMEGC and ectopic pancreas.
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Core Tip: This case demonstrates that ectopic pancreas can be found in combination
with synchronous multiple early gastric cancer (SMEGC). Careful endoscopic
inspection of the mucosal surface is mandatory to avoid overlooking SMEGC. It is
important to be mindful of the possible presence of ectopic pancreas, perform an in-
depth evaluation and select the correct surgical option for excision or resection. This
case also reminds us that in the presence of atrophy, intestinal metaplasia and
Helicobacter pylori infection combined with ectopic pancreas, it is necessary to evaluate

the stomach very carefully, so as not to miss the diagnosis of early gastric cancer.

INTRODUCTION

Ectopic pancreas is usually asymptomatic, is situated in the stomach, and is usually
benign. Inflammation, ulceration, bleeding, luminal obstruction, and, very rarely,
malignant transformation are all complications related to ectopic pancreas. There are
some papers of concomitant early gastric cancer (EGC) and ectopic pancreas.
Murabayashi et al reported the first case of EGC located just above an ectopic
pancreasl!l. Similarly, Yoon ef all2l reported an EGC combined with underlying ectopic
pancreas. The majority of reports in the literature describe ectopic pancreas with gastric
carcinoma. Ectopic pancreas combined with synchronous multiple EGC (SMEGC) has
rarely been reported.

SMEGC accounts for 3%-15% of all gastric cancer cases. It is defined as two or more
simultaneous, malignant lesions associated with EGC detected during postoperative

pathological examinationl®l. Overall, the prognosis is poor. Importantly, it is particularly
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easy to overlook during preoperative endoscopic examination. Risk factors include
severe mucosal atrophy, intestinal metaplasia and Helicobacter pylori (H. pylori) infection.

SMEGC combined with ectopic pancreas is rare. Here, we report the case of SMEGC
combined with an underlying ectopic pancreas in a female in her 70’s. In our case, two
EGC lesions were found in the patient’s stomach. The major lesion was located just
above an ectopic pancreas. Synchronously, another lesion, an EGC, was found in the

gastric body.

CASE PRESENTATION

Chief complaints

Paroxysmal upper abdominal pain for 1 mo.

History of present illness
A 74-year-old female complaining of paroxysmal upper abdominal pain for 1 mo was

admitted to our hospital for investigation.

History of past illness
She had a history of hypertension for more than 10 years and was treated with one pill

of irbesartan 1 d.

Personal and family history
She denied a history of abdominal disease and/or surgery and had no family history of

cancer.

Physical examination
Her admission vital signs were normal. No abnormality was found in the physical

examination.

Labomtory examinations
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Serum laboratory results and tumor markers were within normal limits. Her urea

breath test was positive for H. pylori.

Imaging examinations

Computed tomography did not demonstrate a tumor or lymphadenopathy.

FINAL DIAGNOSIS

SMEGC combined with ectopic pancreas.

TREATMENT

She underwent esophagogastroduodenoscopy, which revealed two lesions. The larger
curvature of the stomach antrum was where the major lesion was found (Figure 1). It
had a raised erythematous surface with heart-shaped ulceration. The smaller curvature
of the upper stomach body was where the minor lesion was found (Figure 2). Its surface
was also erythematous. There was a slight depression in its center. The major and minor
lesions measured 1.5 cm x 2 cm and 1.0 cm respectively. Narrow band imaging (NBI)
combined with magnifying endoscopy (ME) was utilized to further classify the lesions
and suggested that they were all type Ilc (superficial depressive type per the Japanese
Classification of Gastric Cancer classification system). ME-NBI exhibited uneven
microvascular and micro surface patterns with a demarcation line of the stomach
antrum. On endoscopic ultrasonography, the major lesion showed hypoechoic changes,
uneven internal echoes and unclear boundaries between some areas and the muscularis
propria. Biopsies were taken of both lesions. Histopathological examination revealed
that the major lesion contained high grade intraepithelial neoplasia and the minor
lesion contained low grade intraepithelial neoplasia. Initially, the patient was going to
be treated exclusively with endoscopic submucosal dissection (ESD); however, a
laparoscopic resection was chosen for the major lesion (Billroth II combining Braun),
Because of the liquid is injected into the submucosa, there is no upward movement of

the muscle layer in the lesion; while ESD was performed on the minor lesion (Figure 3).
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OUTCOME AND FOLLOW-UP

On histopathological examination of the resected specimens, the gastric antrum lesion
contained high grade intraepithelial neoplasia with a small focus of cancer. The lesion
was limited to the mucosa. A separate underlying ectopic pancreas was found under
this lesion (Figure 4). The minor lesion specimen showed high grade intraepithelial

neoplasia. The patient improved and discharged.

DISCUSSION

EGC is defined as gastric cancer that is confined to mucosa or submucosa, without
considering lymph node metastasis.é'he prognosis for stomach cancer is generally poor;
however, early detection increases the 5-year disease survival rate (99.3% for mucosal
cancer and 97.2% for submucosal cancer)4l. According to Moertel et al’s criteria, SMEGC
is defined as multiple EGC lesionsl®l. SMEGC contributes for 3%-15% of all incidences of
gastric cancer. As a result, it's critical to recognize other potential lesions while making
an endoscopic diagnosis of EGC. These individuals may miss the chance for early
therapy and their early cancer might progress if synchronous cancer lesions are
disregarded. The detection rate of SMEGC has greatly risen recently as a result of
continual improvements in diagnostic endoscopy, pathologic examination, and
therapeutic approaches; nonetheless, SMEGC is still particularly simple to miss during
endoscopic inspection.

In previous studies, advanced age, male sex, well-differentiated type, raised
morphology, smaller tumor size and less depth of invasion have been associated with
SMEGCIl, The “field carcinogenesis” hypothesis suggests that a chronic carcinogenic
background may result in two or more lesions with similar clinicopathological
characteristicsl’#l; however, little is known about the pathogenesis of the development
of multiple gastric cancers. In our case, two lesions with early cancer were

simultaneously detected. Advanced age, H. pylori infection, severe mucosal atrophy and

6/8




intestinal metaplasia were risk factors for gastric cancer. Our case had the very rare
finding of a major lesion located above the ectopic pancreas.

Ectopic pancreas is a birth defect in which pancreatic tissue splits from the primary
gland and survives without vascular or ductal integrity. There are four distinct varieties
of ectopic pancreas according to histology: type I (full ectopic), which is composed of all
three types of pancreatic cells (acini, ducts, and islet cells); type II (partial ectopic); and
type III (partial ectopic). Type II, canalicular ectopic, just ductal components; The only
cells present in Type III (exocrine ectopic) are acinar cells, while Type IV (endocrine
ectopic) are islet cellsl?l. Ectopic pancreas can occur anywhere in the gastrointestinal
tract; however, in 20%-40% of cases, the ectopic pancreas is found in the stomach/!?l.
Most patients are asymptomatic. When present, the main clinical manifestations are
abdominal pain, abdominal distention and gastrointestinal bleeding.

Although its radiological and endoscopic characteristics can be helpful, determining a
preoperative diagnosis of ectopic pancreas is difficult. Therefore, pathological
examination is the gold standard for the diagnosis. Ectopic pancreas functions are
similar to a normal pancreas. Hence, it is easily affected by the diseases, such as
pseudocyst development and pancreatitis. Possible complications caused by mass effect
These include Ulcer, bleeding, obstruction and intussusception?l. Malignant
transformation of ectopic pancreas is rare. The three criteria listed below must be
satisfied for the diagnosis of a cancer originating from an ectopic pancreas: A direct
transition between the pancreatic structures and the carcinoma must be sgen, the
carcinoma must be within or close to the heterotopic pancreatic tissue, and Ee non-
neoplastic pancreatic tissue must have at least completely developed acini and ductal
structures('l.

In our case, ectopic pancreas was composed of ductal components and acinar cells.
There were no dysplastic or malignant changes in the ectopic pancreas. Our case was
characterized by a SMEGC combined with an underlying ectopic pancreas. Some
literature reports that ectopic pancreas may secrete pancreatic juice or enzymes which

may cause damage to the gastrointestinal mucosa and cause abdominal pain,
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abdominal distension and even gastrointestinal bleeding'?. It is also reported that a
small number of ectopic pancreas secrete mucus, which is discharged through the duct
and forms a foveal like change. The characteristic manifestation of “central foveal sign”
may appearl’3l. Some case reports demonstrate the existence of ectopic pancreas
combined with EGC; however, there are few reports of ectopic pancreas combined with
SMEGC2l, There may be a certain correlation between ectopic pancreas and the
occurrence of multiple gastric cancers. According to the JCGC classification, the

acroscopic type of gastric lesions are divided into the following: elevated (0-I),
superficial elevated (0-Ia), flat (0-IIb), superficial depressive (0-Ilc), and depressive
types (0-III). The macroscopic type of the lesions in our case were all the flat type (Ilc). A
depression may be seen at the top of any of these gastric lesions. This is where the
opening of the ectopic pancreas may be located. The ectopic pancreas can then secrete
mucus through the opening affecting inflammation of the local gastric mucosa and
changing the internal environment of the stomach. This may further be associated with
the occurrence of multiple gastric cancers. Additionally, it may be that longstanding

inflammation or erosion or mucosal protrusion itself promotes gastric carcinogenesis.

CONCLUSION

In conclusion, we report a rare case of SMEGC combined with ectopic pancreas which
may have important clinical implications. It may be that the ectopic pancreas secreted
pancreatic enzymes further causing alteration of the gastric environment and
promoting SMEGC. Careful endoscopic inspection of the mucosal surface is mandatory
to avoid overlooking SMEGC. It is important to be mindful of the possible presence of
ectopic pancreas, perform an in-depth evaluation and select the correct surgical option
for excision or resection. Finally, this case also reminds us that in the presence of
atrophy, intestinal metaplasia and H. pylori infection combined with ectopic pancreas, it
is necessary to evaluate the stomach very carefully, so as not to miss the diagnosis of

EGC.
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