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Abstract

Most cases of Peutz-Jeghers type polyps of the stom-
ach are associated with mucocutaneous pigmenta-
tion and multiple intestinal polyposis. A solitary Peutz-
Jeghers type polyp of the stomach is rare. We here
report a case of a 71-year-old woman with a solitary
Peutz-Jeghers type polyp of the stomach who pre-
sented with intolerable epigastric pain and weight loss
of 5 kg over the prior two months. During the hospital
treatment course for this patient, endoscopic exami-
nation revealed a bulging lesion with a central hole,
mucosal ulceration, an asymmetrical wall thickness
and a narrowing of the gastric lumen. A gastric biopsy
further revealed ulceration with moderate dysplasia.
The patient received endoscopic ultrasonography which
showed a second subepithelial lesion that measured
4 cm x 3 cm. Computed tomography of the abdomen
subsequently showed a thickened gastric wall with
three visibly enlarged lymph nodes, all greater than
1 cm. The suspected diagnosis was malignant gastric
cancer with lymph node metastases. The other lesion,
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which measured 2 cm x 2 cm x 1 cm was noted in the
submucosa of the jejunum during surgery. The patient
was treated using a subtotal gastrectomy and partial
resection of the jejunal tumor. The final pathological
report indicated a gastric Peutz-Jeghers type polyp
with proliferation of smooth muscle bundles in the sub-
mucosal layer, and hyperplastic glands in the mucosal
layer and ectopic pancreas of the jejunum. This is the
first reported clinical case of a solitary Peutz-Jeghers
type polyp of the stomach accompanying a lymph node
enlargement and ectopic pancreas in the jejunum that
simulates stomach cancer with lymph node metastases.

© 2012 Baishideng. All rights reserved.
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INTRODUCTION

A solitary Peutz-Jeghers type polyp of the stomach is
rarel ™ and most cases are associated with mucocutaneous
pigmentation and multiple intestinal polyposisls’él. Peutz-
Jeghers type polyposes occur mainly in the small intestine,
colon, and stomach, and these hamartomatous polyps are
characterized by hyperplastic epithelia and by the prolif-
eration of smooth muscle bundles around the mucosal
glandsls]. We here report a case of a woman who had a rare
solitary gastric Peutz-Jeghers type polyp of the stomach

that mimicked gastric cancer with lymph node metastases.
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Figure 1 Image findings of gastric Peutz-Jeghers type stomach polyp. A: Abdominal computed tomography scans of the patient revealing a thickened gastric
wall over the antrum of the stomach (arrow); B: Gastroendoscopy revealing a bulging lesion (4 cm x 3 cm) of the antrum (arrow); C: The bulging lesion displayed a
central hole (arrow); D: Endoscopic ultrasonography demonstrating that the appearance of a lesion was due to a thickened subepithelial layer (second layer lesion),
submucosal layer thickened (third layer, green arrow), and corresponding hole (red arrow) over the antrum of the stomach.

CASE REPORT

A 71-year-old woman presented at our hospital with an
extremely rare case of a solitary gastric Peutz-Jeghers type
polyp of the stomach. This patient had experienced intol-
erable epigastric pain over the previous two months and
also 5 kg of weight loss during this time. She attended the
emergency room and was subsequently admitted to the
hospital to receive treatment for pain. During her hospi-
talization, emergency computed tomography (CT) scans
of the abdomen were performed and revealed a thickened
gastric wall in the antrum (Figure 1A). Three enlarged
lymph nodes greater than 1 cm were also detected. The
CT report thus indicated a diagnosis of gastric cancer
with lymph node metastases.

A gastroduodenoscopy was also performed and show-
ed a bulging gastric lesion of 4 cm X 3 cm with a central
hole (Figure 1B and C), in addition to an asymmetrical
wall thickness and narrowing of gastric lumen in the an-
trum. A gastric biopsy revealed ulceration with moderate
dysplasia of the mucosal glands. The patient’s pain was
not relieved by antacids. Further studies »iz endoscopic
ultrasonography showed the presence of a subepithelial
lesion of 4 cm X 3 cm with a central hole (Figure 1D).

The patient additionally underwent a diagnostic endo-
scopic mucosectomy (EMR), and a gastric specimen mea-
suring 1.3 cm X 0.9 cm X 0.2 cm was thereby obtained.
The subsequent pathology report identified this specimen
as a hamartomatous polyp with proliferation of smooth
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muscle bundles in the submucosal layer and hyperplastic
glands in the mucosal layer. Because the results of the
clinical examination and pathology were conflicting, a
clinical diagnosis of malignant gastric cancer with lymph
node metastases was made. The patient then underwent
a subtotal gastrectomy. An additional lesion measuring 2
cm X 2 cm X 1 cm was noted in the submucosa of the
jejunum during this surgery. Partial resection of the lesion
in the jejunum was thus performed and the specimens
were sent for pathological examination.

Gross examination of the lesion revealed a 4 cm X
3 cm polypoid tumor, with a central ulceration over the
antrum of the stomach after diagnostic endoscopic mu-
cosectomy (Figure 2A). Seventeen lymph nodes were dis-
sected from the perigastric region measuring up to 1.2 cm
in diameter. A submucosal lesion measuring 2 cm X 2 cm
X 1 cm was also noted in the jejunum region. Histopatho-
logical examination of the lesion that had been diagnosed
as a hamartomatous polyp of the stomach revealed a
characteristic cell growth that increased the thickness of
the mucosal glands to a maximum of about 9 mm and
of the muscularis propria to 11 mm (Table 1). Smooth
muscle bundles were found to be interspersed around
the glands (Figure 2B), and smooth muscle bundles were
observed to have proliferated over the submucosal layer
(Figure 2C).

The 17 dissected lymph nodes showed reactive hy-
perplasia without tumor metastasis. The jejunum lesion
contained ectopic pancreatic tissue with ducts, acini and
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Figure 2 Pathological findings of gastric Peutz-Jeghers type stomach polyp. A: Gross examination of a stomach specimen from the patient showed a polyp-
like lesion (4 cm x 3 cm) over the antrum following endoscopic mucosectomy; B: Immunohistochemical stains of smooth muscle actin in the mucosal layer revealed
a proliferation of smooth muscle bundles (x 200); C: Submucosal layer of the lesion revealed a proliferation of smooth muscle bundles (x 200); D: Photomicrogram
demonstrating the presence of an ectopic pancreas in the submucosa of the jejunum and of pancreatic ducts, acini and islet cells (hematoxylin and eosine staining,

original magnification x 200).

Table 1 Comparison between the clinical findings of the cur-

rent case and the normal characteristics of gastric antrum tissue

Patient Normal (7 = 3)
Mucosa layer (mm) 5-9 3-5
Smooth muscle bundles Diffuse increase Focal few
Muscularis mucosa (pm) 10-30 10-30
Submucosal layer (mm) 3-5 3-5
Diffuse increase Smooth muscle bundles none
Muscle propria (mm) 5-11 5-7

islet cells, with interspersed smooth muscle bundles (Figure
2D). Immunohistochemical staining revealed strong cyto-
plasmic signals for smooth muscle actin between the mu-
cosal glands (Figure 2B) and the submucosal layer (Figure
2C). A gastrointestinal stromal tumor was ruled out by
negative staining for c-Kit (c-Kit pharmDx™; Dako
Corporation, Glostrup, Denmark). The final pathologi-
cal determination was a gastric Peutz-Jephers type polyp
and jejunal ectopic pancreas. This is therefore the first
reported case of a solitary Peutz-Jeghers type polyp of
the stomach that presented with clinical signs mimicking a
stomach cancer with lymph node metastases.

DISCUSSION

A solitary Peutz-Jeghers type polyp of the stomach is
found in fewer than 0.1% of all endoscopic examina-
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tions". Bartholomew ¢z a/” have previously observed that
polyps are present in the stomach in only 24% of cases
of Peutz-Jeghers syndrome associated with intestinal pol-
yposis, mainly in the small intestine. Moreover, only 27
cases of gastric solitary hamartomatous polyps have been
reported thus far in the literature. The predominant com-
ponents of hamartomas are hyperplastic mucosal glands
and smooth muscle bundles in the mucosal layer“’ﬂ.
Some authors have concluded that solitary Peutz-Jeghers
type polyps are histologically identical to those in Peutz-
Jeghers syndrome'”. In contrast, other investigators have
suggested that solitary Peutz-Jeghers type polyps of the
stomach have less branching of the muscularis mucosae
than those of the familial form". Our current case dem-
onstrated extensive branching of the muscularis mucosae
to the mucosal layer that also extended to the submucosal
layers. This distinct finding of a proliferation of smooth
muscle bundles in the submucosal layer has not been pre-
viously reported.

Gastric hamartomatous polyps are usually asymptom-
atic, and most cases are found incidentally during a rou-
tine gastric endoscopy. Few previous cases have presented
with intestinal obstruction or anemia due to chronic
blood loss, or were found to be accompanied by a trans-
formation to adenocarcinoma®”. Our patient presented
with intolerable epigastric pain and weight loss of 5 kg
during the two months prior to admission to our hos-
pital. CT scans of this patient’s abdomen revealed three
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enlarged lymph nodes, all of which measured more than
1 cm. In addition, a submucosal lesion over the jejunum
was noted. Our patient showed extensive proliferation of
smooth muscle bundles in the submucosal layer, which
gave the gastric lesion the appearance of a submucosal
tumot. These characteristics thus need to be differenti-
ated from those of a submucosal gastrointestinal stromal
tumor (GIST). A diagnosis of gastric GIST was ruled out
in our current case by negative c-Kit (CD117) staining,

In conclusion, this is the first reported case of a soli-
tary Peutz-Jeghers type polyp that was associated with
symptoms mimicking a gastric tumor with lymph node
metastases. In addition, the association of an ectopic
pancreas with solitary Peutz-Jeghers type polyp of stom-
ach has also not been reported previously.
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