Case Note —
Note de cas

Hepatic artery aneurysm secondary
to epithelioid angiosarcoma
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q ngiosarcomas, which are rare, ag-
gressive mesenchymal neoplasms,

are responsible for less than 1% of all
soft-tissue sarcomas. The incidence of
these tumours is 2—3 cases per 1 000 000
annually." A small subset of these tu-
mours may arise within a large vessel
wall, and of the few reported cases, there
seems to be a predilection for the pul-
monary vasculature or the aortic wall.?
To our knowledge, angiosarcomas have
not been described within a visceral
artery aneurysm. We report a case of ep-
ithelioid angiosarcoma arising from the
common hepatic artery with aneurysm
formation and metastatic involvement of
the liver and perigastric soft tissue.

Case report

A 58-year-old man presented with a his-
tory of epigastric pain and melena stool
for 1 week. Prostate cancer had been di-
agnosed 7 years previously, and this was
treated with pelvic irradiation (35 frac-
tionated treatments) with no recurrence
and a normal prostate-specific antigen
level. There was no known exposure to
vinyl chloride, arsenic compounds or
thorium dioxide. The finding of micro-
cytic anemia prompted a gastroscopy,
which revealed an ill-defined submucosal
mass along the greater curvature of the
stomach, biopsies of which were non-
diagnostic. Computed tomography (CT)
revealed a 6.5-cm aneurysm of the com-
mon hepatic artery extending to the base
of the gastroduodenal artery and an exo-

phytic mass, 2.7 cm in diameter, arising
from the stomach. No metastatic discase
was found (Fig. 1).

Laparotomy demonstrated an exo-
phytic mass arising from the gastric body,
with acute bleeding into the surrounding
omentum, a nodule measuring 0.5 cm in
diameter in segment 2 of the liver and a
large aneurysm of the common hepatic
artery. The patient underwent a Bilroth
II gastrectomy with Roux-en-Y recon-
struction. Proximal and distal aortic con-
trol was obtained, and the celiac artery
was completely exposed. The aneurysm

was intimately connected to the superior
border of the pancreas. A segment of the
aneurysm wall lining was sent for patho-
logical examination and culture. The
splenic artery was transposed onto the
proper hepatic artery with interrupted 7-
0 Prolene sutures, and the spleen was
preserved on the short gastric vessels
(Fig. 2). A low-grade leak from the duo-
denal stump, likely induced by ischemia
after ligation of the gastroduodenal
artery, necessitated a second laparotomy
and wash-out on day 5, with repair over
a duodenal tube. Subsequently, the
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FIG. 1. Computed tomography scan showing a 6.5-cm aneurysmal dilatation of the
common hepatic artery extending to the origin of the gastroduodenal artery, inti-
mately associated with the head of the pancreas.
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patient was discharged home on a nor-
mal diet.

Histologic sections from the hepatic
artery aneurysm revealed pleomorphic
epithelioid malignant tumour cells with a
fibrous wall. Sections from the stomach
and omentum showed similar cytologic
features with lymphovascular invasion
consistent with metastatic disease.
Twenty-four sampled lymph nodes were
negative for malignancy. Biopsy of the
liver nodule also revealed metastatic infil-
trating malignant pleomorphic epithe-
lioid cells with solid nests and sheets. Im-
munohistochemical studies demonstrated
positive staining for vimentin, CD31 and
CD34 and negative staining for keratin,
CD117 (c-kit), Mart-1 and LCA. S-100
showed weak focal positivity. Overall, the
morphologic and immunohistochemical
features were diagnostic of epithelioid
angiosarcoma arising from the common
hepatic artery, with metastases to the
liver, perigastric soft tissue and omen-
tum. The tumour was designated as
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FIG. 2. Operative view showing the aneurysmal sac and splenic artery dissected in
preparation for transposition onto the proper hepatic artery.

pT1b pNo pMl1 according to the TNM
staging system.

Discussion

Although angiosarcomas may occur in
various anatomic locations, this vascular
malignant tumour has a predilection for
cutaneous involvement of the head and
neck and is commonly seen in chronically
lymphadematous limbs or after radio-
therapy.'® Although angiosarcomas char-
acteristically display vascular differentia-
tion, primary intravascular involvement is
relatively rare.! Epithelioid angiosarcoma
causing a visceral aneurysm in the hepatic
artery is an unusual and previously un-
reported manifestation of this mesenchy-
mal malignant tumour. Only 6 cases of
angiosarcoma with associated aneurysm
formation have been reported in the lit-
erature, and visceral artery aneurysms
secondary to any cause represent only
0.1%-0.2% of all vascular aneurysms.*
Several known predisposing factors for

angiosarcomas exist, including exposure
to vinyl chloride, arsenic compounds and
thorium dioxide. Areas of chronic lym-
phadema are prone to the development
of angiosarcomas, as are previously irradi-
ated areas. In the current case, previous
exposure to high-dose fractionated irradi-
ation for prostate cancer may be the un-
derlying etiologic factor.

Surgical resection currently offers the
only possible curative therapy for epithe-
lioid angiosarcoma, but the prognosis re-
mains dismal, even with aggressive multi-
modal therapies, since metastatic disease
is frequent and this tumour is resistant to
currently available chemotherapeutic
agents and radiotherapy. One surgical se-
ries of 44 patients with angiosarcoma at
various sites reported a median patient
survival of 20 months, and visceral in-
volvement was associated with a far infe-
rior prognosis when compared with
other sites.® At 4 months’ follow-up, our
patient was alive with stable metastatic
disease and had not received adjuvant
chemotherapy.
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