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ABSTRACT
Angioleiomyoma is a benign neoplasm, occurring commonly in the lower limbs and exceptionally in the hand. This
tumor is made of two components: smooth muscles and blood vessels. We report a case of angioleiomyoma of the hand
in a 54 years-old female patient, who presented with a 3cm swelling on the dorsal aspect of her right hand. An excision
of the nodule was performed. Histological and immunohistochemical features were compatible with the diagnosis of
a benign Angioleiomyoma. Pain, found in 50% of cases, is the most frequent symptom. However, no specific features
are presented by this tumor, explaining why it is rarely diagnosed pre-operatively. Since this lesion has no specific
radiological characteristics too, pathological examination makes its diagnosis.
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INTRODUCTION
Angioleiomyoma, also called vascular leiomyoma, dermal
angioma or angiomyoma, is a rare benign tumor that is made of two
components: smooth muscle and blood vessels [1]. This tumor is
classified according to the WHO as a pericytic benign tumour [2].
It can be found throughout the body although the most typical
presentation of this tumor is in lower limbs in middle-aged women
[3]. It manifests in form of a slow-growing firm mass. It has no
specific clinico-radiological characteristics and is therefore rarely
diagnosed pre-operatively [3]. Angioleiomyoma has been rarely
reported in the hand with only very few case reports [4].

or ultrasounds examination. An excision biopsy was performed
grossly, the nodule was well circumscribed and encapsulated. The
color was grey-white, and it was measuring about 3 cm x 2cm.

CASE REPORT

We report the case of a 54-years-old right hand dominant female
patient. She has no comorbidities. She presented with a nodule on
the dorsum of the right hand, gradually evolving during a period
of 7 years. The patient had mild pain. Clinical examination showed
an ovoid, firm, 3x2cm swelling over the dorsum of the right hand
with no other similar lesions elsewhere. The edges of the nodule
were well defined. The physician prescribed no Radiographic
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Figure 1: Microphotography showing that the tumor
is made of two components: smooth muscle (Black
arrow) and blood vessels (Red arrow) (HE; 40X).
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Histopathological examination revealed a tumor composed of
spindle cells arranged haphazardly, interspersed with thick-walled
and thin-walled blood vessels. The cells showed vesicular cigarshaped/fusiform nuclei and were seen to merge with the outer
smooth muscle layer of blood vessels (Figure 1 & 2).

Figure 5: The use of anti-S100 protein helped
confirmation of absence of nervous structures.

DISCUSSION
Figure 2: Microphotography at higher magnification,
showing the cigar-shaped nuclei of smooth muscle
cells and the emergence of the muscular component
from the outer layer of blood vessels (Arrow) (HE;
200X).
CD34 was expressed by blood vessels. SMA was expressed by
smooth muscle cells. Anti-S100 protein identified no associated
nerves in the lesion (Figure 3-5). No evidence of recurrence was
noted after a follow-up of 3 years.

Figure 3: SMA was expressed by smooth muscle cells.

Angioleiomyoma occurs exceptionally in the upper limb,
with an incidence of less than 1% of all soft tissue tumors on
this location [5]. It is seldom diagnosed pre-operatively [3]. In a
study about 437 hand tumors, Butler has found only one case of
leiomyoma [6]. The most affected age group is between third to
sixth decades [7]. Females are more frequently affected with a sex
ratio of 1:1.7, although in some large series, no sex predilection
was observed [3,7]. Moreover, Hachisuga et al have noted that
upper limb angioleiomyomas occurred more commonly in male
than female patients [8]. The most common location is the
appendicular skeleton (89%), especially the lower limbs (75%) [7].
A paroxysmal, mechanical pain is the appealing symptom in 50%
of cases although painful upper limb angioleiomyomas are less
frequent compared with those located in the lower limb. This pain
is classically precipitated by light touch and changes in temperature
[8]. The pathogenesis and etiology of this tumor is not yet entirely
elucidated [5]. However, some theories have been proposed as
causative factors, such us repetitive micro trauma, venous stasis
and estrogen imbalance [9]. Moreover, these lesions have been
observed as smooth muscle proliferation in a background of
hamartoma or haemangioma [7,9,10]. Angioleiomyoma appears
as a well-defined homogenous image when examined through
ultrasound imaging. [1] MRI shows a slightly hyperintense image
mass, compared with skeletal muscle in T1-weighed images. In T2weighed images, the lesion appears as hyperintense and isointense
regions when compared with skeletal muscles [11].
The peripheral fibrous capsule appears in form of a T2weighted hypointense signal.
At the histological level, these tumors can be classified into
three types [12]

a) A solid type, representing the most frequent type (66%),
occurs commonly in women, often painful and is made of abundant
compact smooth muscle cells containing few slit-like vascular
channels.
b) A venous type (23%), occurring commonly in men, usually
painless and is made of vascular channels walled by Smooth muscle.
Figure 4: CD34 shows the importance of the vascular
component in the tumor.
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c) A cavernous type (11%), occurring commonly in men, and
is presented at the histological level in form of abundant dilated
vascular channels with very fewer smooth muscles.
Other inconstant findings include possible calcifications,
hyalinisation, myxoid degeneration, hemorrhage and normal nerve
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fibers or adipose tissue [7,9]. An association was found between
hyalinisation/myxoid degeneration and the presence of a history
of pain [8,13].

In one series, about 14 cases of hand angioleiomyoma, the
presence of an organizing thrombus in one case was correlated
with a history of sudden increase in size of the lesion associated
with a rapid onset of pain [3]. Nerve fibers are frequently found in
and around the capsule and occasionally within the lesion [3]. The
presence of adipose tissue within the lesion could be in favor of
an hamartomatous nature of the lesion [3]. The pain described by
patients could be in part explained by ischemia secondary to vessels
constriction due to nerves activity when they exist in the lesion
[9]. Nevertheless, in our case no nervous tissue was found even if
the patient reported chronic mild pain. At the Immunohistological
level, the smooth muscular component is highlighted by smooth
muscle actin (SMA) whereas the vascular component can be
demonstrated by vascular markers (CD31 and CD34). Although the
majority of cases had a benign behavior, very few cases of vascular
leiomyosarcoma have been reported. The standard treatment is
excision, with a low risk of recurrence when excision is complete.

CONCLUSION

Angioleiomyoma is a benign neoplasm, occurring commonly
in the lower limbs and exceptionally in the hand. Pain, found in
50% of cases, is the most frequent symptom. Since this lesion has
no specific clinical or radiological characteristics, pathological
examination makes its diagnosis.
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