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Abstract

Angiolipoma is a common benign tumor with a char-
acteristic vascular component that usually occurs in
subcutaneous tissue. Although lipomas are frequently
encountered at colonoscopy as submucosal tumors, an-
giolipomas are rarely found in the gastrointestinal tract
including the large intestine. Here we report a 77-year
old Japanese man who underwent transanal resection of
a tumor that was diagnosed tentatively as a leiomyoma.
Histologically, the tumor consisted of mature fat cells and
blood vessels. Immunohistochemically, the tumor cells
were negative for c-kit and HMB-45, which are consis-
tently expressed in tumors such as gastrointestinal stro-
mal tumor and angiomyolipoma. The tumor was there-
fore diagnosed as an angiolipoma. This is thought to be
the first case report of a surgically resected angiolipoma
of the rectum.
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INTRODUCTION

Angiolipomas are subcutaneous tumors made up of
mature fat and prominent blood vessels, and usually
occur in young adults and older teenagers. They are rarely
larger than 2 cm in diameter, frequently multiple, and
characteristically tender or painfulm. The most common

locations are the forearm, trunk, and upper arm, and
they rarely occur in the gastrointestinal tract. Grossly,
angiolipomas are well circumscribed and yellow with
varying amounts of red surface. A characteristic feature
1s fibrin thrombi within the vessels. The proportion of
adipose and vascular tissue varies from predominantly
lipomatous to predominantly angiomatous. Here we
describe the first case of rectal angiolipoma diagnosed
postoperatively.

CASE REPORT

A 77-year old Japanese man was admitted to our hospital
with a 1-year history of anal bleeding. The patient lacked
any findings suggestive of tuberous sclerosis. He had no
cutaneous or retinal lesions, neurologic symptoms, or evi-
dence of mental retardation. The family history and past
medical history were unremarkable. All routine laboratory
parameters, including carcinoembryonic antigen, were
within normal limits. A double-contrast barium enema re-
vealed a sessile lesion in the periproctic area measuring 20
mm X 15 mm (Figure 1). A subsequent colonofiberscopy
disclosed a sessile-type submucosal tumor with internal
hemorrhoids, and the tumor had no reddish depression
or ulceration at its top (Figure 2). The other parts of the
colon and rectum appeared normal. A biopsy specimen
revealed proliferation of the muscle component with no
atypical cells. A tentative diagnosis of leiomyoma was
therefore made. Enhanced CT of the abdomen demon-
strated a partially enhanced mass lesion with fat compo-
nent which was not suspected of having infiltrated the
proper muscle layer, on the right wall of the lower rectum
(Figure 3). Trans-anal endoscopic ultrasonography revealed
that the tumor was located in the submucosal layer. Be-
cause the tumor was considered to be benign, and difficult
to resect by endoscopic surgery, we elected to perform
trans-anal tumor resection with an ultrasonically activated
device (Harmonic Scalpel®) to prevent bleeding from the
internal hemorrhoids. Under general anesthesia, with the
patient in the lithotomy position, we were able to approach
the anal side of the tumor easily and resect it without
massive oozing. Complete resection was performed with
a sufficient surgical margin from the submucosal tumor.
The total operation time was 42 min and bleeding was
only slight. The postoperative course was uncomplicated,
and the patient was discharged five days later. He was fol-
lowed up for 12 mo at the outpatient clinic and no tumor
recurrence was observed during that time. Macroscopic
observation revealed that the sessile tumor, measuring 2
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Figure 1 Double-contrast barium enema
revealing a 20 mm x 15 mm sessile lesion
in the periproctic area (arrows).

with a smooth surface.

cm X 1.5 cm X 1 cm, was yellowish in colot, located in

the submucosal layer and covered with normal mucosa. A
cross-section of the formalin-fixed tumor revealed massive
growth without a capsule. The proper muscle layer was not
infiltrated by the tumor. The tumor consisted of mature
fat cells and blood vessels of various sizes. No mitoses or
cytological atypia were found in the cells. Immunohisto-
chemical staining for alpha-smooth muscle actin, S-100
protein, HMB-45 and c-kit was performed. Only the blood
vessels wete positive for alpha-smooth muscle actin, and
the tumor cells were negative for HMB-45, c-kit and S-100
(Figure 4).

DISCUSSION

Angiolipoma was first described in 1912 by Bowen". In
1960, Howard and Helwig"” demonstrated that the clinico-
pathologic features of angiolipomas differ from those of
lipomas, thereby delineating angiolipoma as a new entity.
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Figure 2 Colonoscopy disclosing a sessile lesion

Figure 3 Enhanced CT of the lower abdomen demonstrating
a fat-containing and slightly enhanced mass at a slice level
corresponding to the right side of the lower rectum (arrow).

Figure 4 The tumor composed of
a mixture of fat cells, proliferated
blood vessels, spindle cells and
immature mesenchymal cells (A),
smooth muscle of a blood vessel
demonstrating staining for alpha-
smooth muscle actin but not for
spindle cells (B), no tumor cells but
only a few histiocytes displaying
staining for c-kit (C), and no cells
showing positive staining for HBM-45
(D).

Angiolipomas usually develop as encapsulated subcutane-
ous tumors, most commonly on the arms and trunk in
young adults. Only 15 cases of angiolipoma occurring
in the gastrointestinal tract were found in a MEDLINE
search. These angiolipomas were located in the esophagus
in one case', the stomach in 4 cases™™, the small intes-
tine in 5 cases” " and the colon in 5 cases"*"®. The search
revealed no reported cases of rectal angiolipoma. There
are clinical differences between angiolipomas located in
the gastrointestinal tract and those commonly occurring
in subcutaneous tissue. The 15 reported gastrointestinal
lesions were all solitary, and 4 showed bleeding from the
tumor™*”" all except one” occurring in elderly patients.
In the bleeding cases, the tumor was over 2 cm in diam-
eter and the bleeding point was located on the top of the
tumor'*'* which had a pumpkin-like shape''. In the pres-
ent case, the tumor was less than 2 cm in diameter and its
surface was covered with smooth and normal mucosa. It
was thought that the tumor was too small to show a bleed-



Ishizuka M et a/. Rectal angiolipoma

469

ing tendency. The differential diagnosis of angiolipoma in-
cludes angiomyolipoma"”, which is composed of smooth
muscle, fatty tissue and blood vessels. Because a minor
smooth muscle component was recognized in this case, the
initial pathological diagnosis was angiomyolipoma. How-
ever, examination in detail showed that proliferation of the
lamina muscularis mucosae might have caused physical it-
ritation, especially duting defecation, and that the smooth
muscle component was not a dominant component of
the tumor. Additionally, immunohistochemical staining for
HMB-45 was effective for differential diagnosis between
angiolipoma and angiomyolipoma. In this case, HMB45
staining was negative. However, there is a case report of
angiomyolipoma that was immunohistochemically negative
for HMB45"”. In addition, pathologically, angiomyolipoma
is common in the kidney and is often associated with det-
matomyositis.

Angiomyolipoma is difficult to diagnose preoperatively
and is usually diagnosed as lipoma.

Surgical excision is the treatment of choice. The recur-
rence rate is high in cases that are inadequately resected,
but when the tumor can be removed completely, the prog-
nosis is excellent. In this case, we selected transanal tumor
resection because of the difficulty to obtain a good field
for performing endoscopic resection™ or transanal endo-
scopic microsurgery for this periproctic tumor with inter-
nal hemorrhoids that would bleed easily. Transanal tumor
resection allowed us to obtain a good field and we were
able to minimize bleeding from the internal hemorrhoids
by removing the tumor with a Harmonic Scalpel® with a
sufficient surgical margin.
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