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Case Report
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Abstract: A 55-year-old woman consulted our hospital for an epulis-like small mass in the anterior region of the
mandible. A biopsy of the tumor was performed. Histological analysis showed that the tumor consisted of spindle-
shaped and polygonal cells with hyperchromatic nuclei, and intracytoplasmic vacuoles and mitotic figures were
scattered. Immunohistochemical staining revealed that the tumor cells were positive for factor Vlll-related antigen,
CD31, aSMA, and vimentin, but negative for pancytokeratins, S100 protein, neuron-specific enolase, and CD56. The
Ki-67 labeling index was more than 50%. Based on these findings, a final pathological diagnosis of angiosarcoma
was made. The tumor did not invade into the surrounding tissue. The operation was performed with about a 20-mm
surgical margin that was negative for tumor invasion. After a 4-year follow-up, no metastatic lesions were found, and

the primary site was covered with a partial denture.
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Introduction

Angiosarcoma is a rare malignant mesenchy-
mal tumor that arises from the vascular endo-
thelium. Angiosarcomas constitute less than
1% of all malignant mesenchymal lesions [1].
Although angiosarcoma can occur in any loca-
tion, the most common sites are soft tissue
and skin [2]. Angiosarcoma of the oral cavity is
extremely rare; the existing literature consists
of only a few case reports [3-5] and case series
[6]. Here, we report a small epulis-like angiosar-
coma of the gingival mucosa of the mandible.

Case report

A 55-year-old woman was clinically diagnosed
with epulis of the gingiva of the mandible. The
epulis was a soft exophytic nodular mass, with
well-defined limits and a maximum diameter of
10 mm (Figure 1). The tumor was soft, white-
pink in color, with easy bleeding. Histological
analysis of serial sections revealed different
microscopic aspects which confirmed that the
lesion was pleomorphic. We observed large
areas with distinctive vascular lumens, some-
times anastomosed. A biopsy of the tumor was

performed. The tumor consisted of spindle-
shaped and polygonal cells with hyperchromat-
ic nuclei with conspicuous nucleoli while intra-
cytoplasmic vacuoles and mitotic figure were
scattered (Figures 2A and 2B). Immunoh-
istochemical staining revealed that the tumor
cells were positive for factor Vlll-related antigen
(Figure 2C), CD31, aSMA (Figure 2D), and
vimentin, but negative for pancytokeratins,
S100 protein (Figure 2E), neuron-specific eno-
lase, and CD56. The Ki-67 labeling index was
more than 50% (Figure 2F). A summary of our
findings is shown in Table 1. A standard uptake
value of 5.5 was observed during a PET exami-
nation (Figure 3). CT and MRI were not informa-
tive because of small size of the mass. Based
on these findings, our initial pathological diag-
nosis was angiosarcoma.

The operation was performed with about a
20-mm surgical margin that was negative for
tumor invasion. The postoperative course was
uneventful. So far, after a 4-year follow-up, no
metastatic lesions have been found, and the
primary site is covered with a partial denture
(Figures 4A and 4B).
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Figure 1. An epulis-like small mass (white arrows)
was present in the anterior region of the mandible.
The mass was soft and well-defined with white-red
color. However, it was easy to bleeding. The maxi-
mum diameter of the tumor was 10mm.

Figure 3. PET examination of the tumor showed a
standard uptake value of 5.5.

Discussion

In this case of angiosarcoma, the vascular
structures exhibited zones with hardly visible
lumens that resembled broad vascular spaces
and were frequently filled with erythrocytes.
Some of the vessels showed thickening of walls
and a narrow lumen filled with homogenous
hyaline eosinophilic material. The endothelium
that lined the vessels was flattened, almost like
normal epithelium, but at some places with big,
hyperchromatic, crowded nuclei, showing mitot-
ic activity. In some areas, the atypical endothe-
lia showed heterogeneous intraluminal papil-
lary proliferation. These aspects suggested the
existence of a vascular tumor despite the rela-
tively benign vascular proliferation. The neo-
plastic cells had round or polygonal shape,
were tall, with intense eosinophilic cytoplasm,
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Figure 4. A: A follow-up after 4 years showed ab-
sence of local recurrence of the tumor. B: The defect
was covered by a partial denture.

and round-ovoid polymorphous nuclei with fre-
quent atypical mitosis. The aspect of the cells
simulated the aspect of the epithelial-like cells.
Based on this, the patient was diagnosed with
angiosarcoma. In the interior part of the neo-
plastic proliferation, we observed blood ves-
sels mostly with a small lumen or branched
vascular spaces, delimitated by atypical endo-
thelia, and containing some red cells.

Immunohistochemical analysis was done to
ascertain the origin of the neoplastic prolifera-
tion-whether it was vascular, carcinoma-like, or
sarcoma-like. Immunostaining revealed intense
CD31 staining in large zones in different area of
the tumor, independent of the morphology of
the neoplastic cells both in the cells that out-
lined the vascular structures and between the
solid neoplastic areas (Figure 2). The tumor
cells were also positive for factor Vlll-related
antigen, aSMA, vimentin, but negative for pan-
cytokeratins, S100 protein, neuron-specific
enolase, and CD56.

Generally, angiosarcoma is a very aggressive
tumor. Angiosarcoma of the oral cavity may
occur in various tissues, such as oral soft tis-
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Figure 2. A and B: H & E staining of the tumor observed under magnification x400 and %200, respectively, C: Im-
munohistochemical staining for Factor VIII (x200), D: aSMA (x 200), E: S100 (x 200), and F: Ki-67.

Table 1. Immunohistochemical reagents and results

Factor VI CD31 aSMA vimentin pancytokeratins S100 NSE CD56
+ + + + - - - -
sue, minor salivary glands, and bones [3-6]. oral cavity. Fanburg-Smith et al. [6] reported 22
The present case occurred in the gingiva in the cases of primary angiosarcoma of the oral and
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salivary glands. The sites of the 22 cases
included 9 in the tongue, 4 in the parotid gland,
4 in the lip, 3 in the submandibular gland, and
1in the palate [6]. Men and women were equal-
ly affected [6]. The symptoms are tumor mass
bleeding. In this case, the mass was also bleed-
ing easily. The size ranged from 0.8 to 7.0cm.
Histological analysis showed that all tumors
were vasoformative, 86% had solid areas, and
17% had papillary areas. F-VIII-RA expression
was observed in 19/21, CD31 in 16/19, and
CD34 in 7/12 cases [6]. The survival differed
depending on locations, and ranged from 1
year to 20 years with an average of 7.3 years.
The survival was longer in low-grade angiosar-
coma than in high-grade angiosarcoma [6].
Angiosarcomas mainly occur in elderly patients,
are aggressive, tend to recur locally, spread
wide, and have a high rate of lymph node and
systemic metastases, as well as tumor related-
death [7-10]. There is general agreement that
the poor prognosis of angiosarcoma of the oral
cavity is not influenced by the histologic grade
and mitotic activity, as is the case with angio-
sarcoma in other anatomic regions [8, 9]. In the
current case study, the small mass was detect-
ed early because of the patient’s timely visit to
the hospital. The time of the tumor detection
could be one of the prognostic factors of this
disease.
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