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Intravascular papillary endothelial hyperplasia (IPEH) is a
benign lesion in the subcutis. It is rarely found in the lower
labial mucosa.1 This report presented a case of IPEH in the
lower labial mucosa.

This 45-year-old female patient came to the dental
clinic of our hospital for treatment of a mass in the lower
labial mucosa for 5 months. Oral examination showed a
mass measuring 8 mm in diameter in the lower labial mu-
cosa looking like a mucocele. Thus, the clinical diagnosis
was a mucocele. The mass was totally excised under local
anesthesia. Histopathological examination of the specimen
showed two masses of proliferating endothelial cells with
papillary surface each associated with a residual organizing
thrombus in two dilated vascular spaces (Fig. 1A, B, C, and
D). By immunohistochemical staining, the proliferating
endothelial cells were positive for both CD31 (Fig. 1E and F)
and CD34 (Fig. 1G and H) and negative for cytokeratin
AE1/AE3 (not shown). These histological findings supported
the diagnosis of an IPEH. The post-operative course of the
patient was uneventful and no recurrence of the lesion was
found 2 years after the operation.

IPEH is a benign subcutaneous lesion that is rarely
discovered in the lower labial mucosa. Histologically, it can
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be classified into 3 subgroups: a pure form that occurs within
a dilated vascular space, a mixed form that appears as a
focal change in a hemangioma, and a third form that belongs
to neither of the first two.1 In the pure form, the lesions are
most frequently located in the subcutis of the fingers, of the
head and neck, and in the region between the elbows and
hands. For the mixed form, half of the lesions are found in
accompany with an intramuscular hemangioma located in no
particular predilective sites. Microscopically, the tuft-like or
papillary proliferation of endothelial cells is nearly always
intimately associated with a thrombus and seems to repre-
sent a peculiar variant of an organizing process.1 Although
the proliferating plump endothelial cells look like a
hemangiosarcoma, three particular features, including the
intraluminal location of the lesion, the absence of tissue
necrosis, and the intimate association of the proliferated
tuft-like structures with a thrombus, may aid in differential
diagnosis from a hemangiosarcoma.1

The immunohistochemical staining is very useful for
identification of tumor cell origin or specific cell type.2e5

In the present case, the tumor cells were positive for
both CD31 and CD34 (suggesting that the tumor cells are
endothelial cells) and negative for cytokeratin AE1/AE3
(suggesting that the tumor cells are not epithelial cells).
With the assistance of finding the aforementioned three
particular histopathological features in this case, the
hemangiosarcoma can be ruled out.1

The initial clinical diagnosis of the present case was a
mucocele. The mucocele is a common lesion of the lower
labial mucosa resulting from a trauma-induced rupture of a
minor salivary gland duct and spillage of mucin into the
surrounding soft tissue. In the present case, we suggest that
the similar trauma may cause a thrombus in a medium-sized
blood vessel. The thrombus in the dilated vascular lumen
undergoes organization and some of endothelial cells
proliferate and further to form an IPEH.
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Figure. 1 Histological and immunostaining microphotographs of our case of intravascular papillary endothelial hyperplasia. (A)
Low-power view showed two masses of proliferating endothelial cells with papillary surface each associated with a residual
organizing thrombus in two dilated vascular spaces (H&E stain, original magnification, 2�). (B) Medium-power view revealed a mass
of proliferating endothelial cells (upper part) associated with a residual organizing thrombus (lower part) (H&E stain, original
magnification, 4�). (C) Medium-power view demonstrated a mass of proliferating endothelial cells (right 4/5) associated with a
residual organizing thrombus (left upper 1/5) (H&E stain, original magnification, 10�). (D) High-power view exhibited proliferating
endothelial cells with papillary projections (H&E stain, original magnification, 20�). The proliferating endothelial cells were
positive for both CD31 (E and F, immunostaining, original magnification, 2� and 20�, respectively) and CD34 (G and H, immu-
nostaining, original magnification, 2� and 20�, respectively).
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