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Abstract

Gastric adenomyoma (AM) is a rare benign tumor char-
acterized by gland-like structures embedded within a
smooth muscle stroma. We report a case of a 68-year-
old man with gastric AM admitted to our hospital for
melana. Endoscopic examination revealed a gastric
mass of about 4 cm in diameter, located in the antrum.
Histologic examination of the excised specimen showed
irregularly arranged glands and interlacing smooth
muscle bundles surrounding the glandular elements.
Although gastric AM s rare, it should be considered in
differential diagnosis of extramucosal gastric tumor.
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INTRODUCTION

Gastric adenomyoma (AM) is a rare, benign tumor,
characteristically composed of glands and cysts, lined by
columnar, flattened epithelia and a prominent smooth
muscle stroma. The entity was first described by Magnus-
Alsleben" in 1903. Patients with gastric AM may be
asymptomatic, or have nonspecific gastrointestinal symp-
toms such as epigastric pain, vomiting””, We describe,
herein, an extremely rare case of gastric AM presenting as
melana.

CASE REPORT

A 68-year-old man was referred to our hospital with a
1-week history of melena. He had no remarkable past
medical history and alcohol consumption or history of
smoking or drugs. Upon hospitalization, physical exami-
nation, routine laboratory parameters and tumor markers
including carcinoembryonic antigen, cancer antigen 19-9,
and alpha fetoprotein were normal, except for markers
of hypochromic anemia including hemoglobin 89 g/L
(normal range: 120-160 g/L), hematocrit 28.6% (normal
range: 40%-50%), mean corpuscular hemoglobin con-
centration 311 g/L (normal range: 320-360 g/L), serum
ferritin 8.31 ug/L (normal range: 21.81-274.66 ug/L).
Abdominal computed tomography (CT) scanning
showed a heterogeneous mass in the gastric antrum.
Tumor tissue was slightly enhanced after injection of a
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Figure 1 Gastric adenomyoma. A: Upper gastrointestinal (GI) endoscopy showing an irregular lesion with central ulcer in the gastric antrum; B: Microscopy showing
several glands and cyst surrounded by smooth muscle (HE, x 50); C: High-power view showing glands lined by columnar micinous epithelium (HE, x 200).

contrast medium. Neither further invasion beyond the
gastric wall, nor visible metastatic lesions in the liver or
enlarged lymph nodes were observed.

Endoscopic examination revealed an ulcerated mass
of about 4 cm in diameter, located on the lesser curvature
and posterior wall of the gastric antrum, with the duode-
num partly involved (Figure 1A). The esophagus and the
remaining parts of stomach were normal. Histopathologi-
cal examination of mass biopsies showed several dilated
glands with mild atypia in an inflamed stroma and necro-
sis. A decision was made to proceed with surgery in order
to relieve the symptoms. As frozen sections revealed the
possibility of a gastric AM, a distal subtotal gastrectomy
was performed. Postoperative recovery was uneventful.

Macroscopic examination revealed a 50 mm X 43 mm
X 23 mm ulcerated mass with sharp margins and a greyish-
white cut surface. It was solid and cystic with clear, muci-
nous fluid in the lumens. The cysts ranged up to 8 mm. Mi-
croscopic examination showed that the tumor was located
mainly in submucosa and muscularis propria of the stom-
ach, composed of glands and cysts surrounded by bundles
of smooth muscle tissue (Figure 1B). Epithelial cells lining
the glands and cysts were columnar and flattened mucinous
cells (Figure 1C). Cellular stratification was minimal and
nuclei were basally located with only slight atypia. Mitotic
activity was absent. Complete sectioning of this mass failed
to demonstrate exoctine or endocrine pancreatic structures.
Accumulations of inflammatory mononuclear cells were
noted near the glands.

DISCUSSION

AM of the gastrointestinal tract is rare, most frequently
observed in the duodenum, gall bladder and stomach.
Most cases of gastric AM occur in adults with no symp-
tom or have nonspecific gastrointestinal symptoms. Scare
clinical manifestations such as localized peritonitis have
been reporteleJ. To the best of our knowledge, this is the
first case of gastric AM presented with melana. We as-
cribe the hemorrhage to mucosal ulcer.

In spite of the availability of newer diagnostic tech-
niques, including CT and endoscopic ultrasonographym,
it is still difficult to diagnose gastric AM before operation.
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Endoscopic examination cannot differentiate gastric AM
from other extramucosal lesions, such as gastrointestinal
stromal tumort, lipoma, neurilemmoma, hemangioma,
gastrointestinal autonomic nerve tumor, carcinoid, lym-
phoma or even gastric carcinoma. In the majority of
cases, endoscopic biopsies are superficial and fail to obtain
representative tumor tissue. Therefore, frozen section is
very helpful to establish the intraoperative diagnosis and
to avoid unnecessary extensive operations. In the present
case, two biopsies were not diagnostic, frozen section re-
vealed the possibility of gastric AM.

Histologically, gastric AM should be differentiated
from high-grade adenocarcinoma and gastritis cystica
profunda. Gastric adenocarcinoma associated with gas-
tric AM has been reportedm. The common features that
favor an adenocarcinoma are epithelial atypia, mitotic
figures, and fibrous stromal reaction. Gastritis cystica
profunda (GCP) is characterized by elongation of gastric
foveola with hyperplasia and cystic dilatation of gastric
glands, extending into the gastric submucosal layer. The
absence of smooth muscle bundles around the cysts
helps to differentiate GCP from AM.

Based on the similarities of epithelial component of
AM to pancreatic ducts, several authors consider gastric
AM as a variant of ectopic pancreas without exoctine or
endoctine componentslg’wj. Yamagiwa ¢f al"" divided ecto-
pic pancreas into type [ (with all elements of normal pan-
creatic tissues), type I (with pancreatic tissues but no is-
lets), and type Il (with pancreatic ducts only). Gastric AM
represents type IlI. However, Takeyama e al® considered
AM as a hamartoma based on the disordered proliferation
of smooth muscle.

In summary, although gastric AM is rare, it should
be always considered in the differential diagnosis of
extramucosal gastric lesions. Despite the development
of modern diagnostic techniques, its diagnosis remains
challenging. If in doubt, frozen section can help to avoid
unnecessary radical operation.
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