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ABSTRACT

Angioleiomyoma is a rare variant of leiomyoma
originating from smooth muscle cells and
characterised by thick walled blood vessels. It
usually occurs in the subcutaneous tissue of the
lower extremities. Only a limited number of
cases have been reported to involve uterus. It
causes heavy menstrual bleeding and
dysmenorrhea due to dysregulation of growth
factors like basic fibroblast growth factor
affecting angiogenesis. There are no specific
clinical and radiological features which can
differentiate it from leiomyoma; hence the
diagnosis is usually possible only after
histopathological examination. Here, we are
presenting a case report of 35 year old woman
who came to us with complaints of menorrhagia
and pain abdomen. She was diagnosed to have
leiomyoma uterus for which myomectomy was
done and the final histopathological report came
out to be angioleiomyoma of uterus.
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INTRODUCTION

Angioleiomyoma is a unique benign
variant of leiomyoma composed of smooth
muscle cell swirling around thick walled
hyalinised blood wvessels. It is found
commonly in the subcutaneous tissues
especially of lower extremities and rarely
involves uterus. Only a limited number of
cases of uterine angioleiomyomas have been
reported in literature. It generally manifests
in the fourth to sixth decades with heavy
menstrual bleeding, pain or mass in
abdomen. It alters angiogenesis by

dysregulation of basic fibroblast growth
factor which accounts for menorrhagia and
dysmenorrhea in these patients. The final
diagnosis of angioleiomyoma is possible
only after histopathological examination as
there are no definitive clinical and imaging
studies which can separate it from
leiomyoma.

CASE HISTORY

A woman aged 35 years paral livel
came to our Gynaecology outpatient
department with complaints of heavy
menstrual bleeding and pain abdomen for 6
months. At the time of presentation, she
reported continuous bleeding for one month
with passage of clots and severe
dysmenorrhoea for 6 months. There was no
past history of any medical or surgical
disorder. On examination 16 weeks mass
was palpable per abdomen arising out of the
pelvis. On per vaginum examination uterus
was uniformly enlarged to 16 weeks,
mobile, non-tender and bilateral adnexa
were normal. Her hemoglobin on admission
was 8.6 gm %, for which she was given
therapeutic  iron  supplementation in
combination with tranexamic acid to build
up her haemoglobin levels. Her CA-125
levels were normal. TVS showed a bulky
uterus with echogenic polypoidal mass in
endometrial cavity measuring 8 X 7.5 cm
with evidence of internal vascularity (Figure
1). Overlying myometrium was thinned out
and bilateral adnexa were normal. MRI
pelvis showed enlarged uterus (11.5 x 8.8 x
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145 cm) with a large heterogeneously  displacing endometrial cavity posteriorly
enhancing polypoidal lesion measuring 10.7 likely intramural fibroid with cystic
X 9 X 7.4 cm in the anterior myometrium degeneration (Figure 2).

Figure 1: Trans vaginal ultrasound showing — bulky uterus with echogenic polypoidal mass in endometrial cavity measuring 8 X 7.5
cm with evidence of internal vascularity. Myometrium thinned out, likely neoplastic mass. Right ovary normal, and left adnexa
clear.
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Figure 2: MRI pelvis showing enlarged uterus with a large heterogeneously enhancing lesion in anterior myometrium displacing
endometrial cavity posteriorly; likely intramural fibroid showing cystic degeneration.
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Figure 3: On gross examination uterus is enlarged to 14 weeks Figure 4: Cut section shows whorled appearance and areas of
size and a fibroid measuring 12 x 10 x 10 cm is seen anteriorly. cystic degeneration.
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She underwent an abdominal
myomectomy considering a diagnosis of
uterine leiomyoma. Per-operatively uterus
was enlarged to 14 weeks size and a fibroid
measuring 12 x 10 x 10 cm was seen
anteriorly (Figure 3). On cut section, the
specimen was tan-white in colour with
distinctive whorled appearance and presence
of haemorrhagic areas with cystic
degeneration (Figure 4). The enucleation of
myoma was performed following which it
was sent for frozen section which was
reported to be leiomyoma without any
evidence of malignancy. The
histopathological ~ examination  showed
fascicles of smooth muscle cells interlacing
with thick walled blood vessels. Hyaline
degeneration was prominent in the lesion
with no areas of cytological atypia, mitosis
or necrosis; these features were consistent
with angioleiomyoma. The patient had an
uneventful course in post-operative period.
However, she did not follow up with us
after surgery.

DISCUSSION
Angioleiomyoma is a benign
mesenchymal  tumor  which  occurs

commonly in the subcutaneous tissues of the
lower extremities ! but can also be seen in
the retroperitoneum and head and neck
region. Only a very few cases of uterine
angioleiomyomas have been reported till
date. Handler et al. quoted 11 cases of
uterine ALs, Diwaker et al. found 15 cases
and Sharma et al. reported 16 cases in
English literature ). They develop during
angiogenesis due to smooth muscle cells
proliferation leading to vascular wall
thickening B#. Basic fibroblast growth
factor has a unique role in this pathology.
Although the genetic basis of this
monoclonal tumor is not well known,
karyotypic abnormalities are present in 40%
of these tumors 1!,

It usually occurs in middle aged
females (30 to 69 years). Most commonly,
patients present with heavy menstrual
bleeding, pain abdomen or abdominal mass.
The dysregulation of basic fibroblast growth

factors and their receptors results in
abnormal uterine bleeding and local
ischemia from vessel contraction causes
pain ). Anemia is often encountered in
these women as a result of heavy menstrual
bleeding. Our patient presented at the age of
35 years with similar clinical features.
Angioleiomyoma arising in uterus
exhibits as a well circumscribed mass which
can present in submucosal, intramural or
sub serosal location % On cut section,
surface is tan-white with  whorled
appearance and hemorrhagic areas like in
our case.
Uterine angioleiomyoma IS
histologically comprised of fascicular
muscle cells arranged in  bundles
intermingled with prominent thick walled
hyalinized  vessels.  This histological
architecture  differentiates it  from
leiomyoma counterpart in which density of
blood vessel network is analogous to normal
myometrium. Angioleiomyoma consists of
thick-walled muscular vessels whereas in
usual leiomyomas the blood vessels are
predominantly capillaries with few arteries
and arterioles. Angioleiomyoma consists of
3 histologic sub-divisions on the basis of
relationship between spindle muscle cell
bundles and blood wvessels. The most
common is capillary and solid type (67%)
like in our case followed by venous (23%)
and cavernous type % Most of these
tumors lack mitotic figures, pleomorphism
and necrosis 1. However, a few cases with
cytological atypia have been described,
hence, comprehensive sampling must be
done in all these cases to exclude
leiomyosarcoma. Other changes occurring
in angioleiomyoma are hyalinization of
stroma, fibrin deposition, myxoid changes
and degenerative changes with cavernous
deformation of the vessels % The
microscopic diagnosis of angioleiomyoma
uterus comprises of angiomyofibroblastoma,

perivascular  epithelioid tumor  and
endometrial stromal nodule. The
overlapping  histological  findings  of

microscopic variants necessitate the use of
immunohistochemical staining to reach a
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correct diagnosis. The mainstay of treatment
of angioleiomyoma is complete excision by
means of hysterectomy or myomectomy
with margins free of the tumour. Most cases
have an uneventful post-operative course
like in our case with very low risk of
recurrence and excellent prognosis.

CONCLUSION

AL is a unique variant of uterine
smooth muscle neoplasm that exhibit
characteristic morphology and
immunophenotypic features. AL has no
specific imaging findings to differentiate it
from other smooth muscle neoplasm and
hence pre-operative differential diagnosis
from other tumours is extremely difficult.
Therefore, it is important for the clinician
and surgical pathologist to recognize this
rare benign entity and differentiate it from
its mimickers including endometrial stromal
tumour and leiomyosarcoma by thorough
sampling and when required utilizing a
proper immunohistochemistry panel.
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