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Case Report

A rare case of lelomyosarcoma arising from vault post-hysterectomy
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ABSTRACT

Fibroid/Leiomyoma is the most common benign tumor of the uterus, arising from uterine smooth muscle. Atypical
leiomyomas are rare forms of Myoma (fibroid uterus), of which recurrent atypical leiomyoma post hysterectomy is
rarer and its converting in leiomyosarcoma arising from vault is rarest. Here we report an unusual case of a 76yrs
female, with leiomyosarcoma in an atypical leiomyoma arising from vault post-hysterectomy. A 76-year-old P3L3
patient presented with pain and distension of abdomen, post hysterectomy done 4 years back for chronic inversion and
cervical fibroid polyp she was diagnosed as atypical leiomyoma. Laparotomy was done with a provisional diagnosis
of leiomyosarcoma. Though Rarest (0.13-0.26%), a differential diagnosis of neoplastic changes should be kept in
mind in patients with atypical leiomyoma, in patients presenting with any mass/pain abdomen, irrespective of any
gynaecological complaints. This case shows that though it is unexpected after hysterectomy, leiomyosarcoma has to
be considered in a case of abdominal mass. Atypical leiomyoma develops approximately in one to five cases out of
1,000 women with fibroid and it getting converted in leiomyosarcoma is rarest. Hence, diagnosis of leiomyosarcoma
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should always be kept in mind though the patient is hysterectomised.

INTRODUCTION

Leiomyosarcoma is a malignant smooth muscle cell
tumor of unknown origin. It is a smooth muscle cell
tumor and is malignant. In appearance, it is fleshy,
necrotic, haemorrhagic and fragile tissue. On
histopathology, it has more than 7 mitotic figures in 10
high power field, ‘bizarre’ pattern and coagulative tumor
cell necrosis.

CASE REPORT

76 years old female patient PsLs presented with following
chief complaints of pain in abdomen and abdominal
distention for 6 months and difficulty while micturition
for 1 month. Patient had significant history of operative
interference 4 times in past. 10 years back operated for
cervical polyp. After 3 years, TAH with BSO was

performed with a probable diagnosis of cervical cancer.
Intraoperatively, a typical flower vase appearance of
uterus with dimple present on fundus, both tubes and
ovaries were pulled into the centre of dimple which was
due to chronic inversion of uterus.

HPR was suggestive of atypical Leiomyoma. In 2015 i.e.
after 4 years patient came twice in a gap of 6 months with
vault polyp and polypectomy was performed twice.
Again, HPR was suggestive of atypical Leiomyoma.

Keeping this previous history in mind, patient was
investigated with routine preoperative profile. Cal25,
CEA were normal and LDH was significantly raised.
USG and CT scan showed huge heterogenic mass partly
solid and cystic with necrotic areas of 20 x 20 cm
extending from symphysis pubis to xiphisternum
suggestive of neoplastic origin.
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Patient was taken for exploratory laparotomy and
debulking surgery with suspicion of malignancy.
Intraoperatively, huge intraperitoneal neoplastic mass
with plenty of bowel and omental adhesions seen. The
mass removed piecemeal; weight 6.5kg. The mass was
fleshy, bulging, necrotic and hemorrhagic (Figure 1).

Figure 1: Intraoperative image showing fleshy
appearance of tissue.

Histopathological report showed >10MF/10HPF, focal
‘bizarre’ changes (Figure 2) and pleomorphic structures
and mitotic figures (Figure 3). Diagnosis was confirmed
as Leiomyosarcoma.
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Figure 3: Slide showing pleomorphic structures and
mitotic figures.
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DISCUSSION

Leiomyosarcoma arising from vault post-hysterectomy in
a case of recurrent atypical leiomyoma as we know is
rare. This case meets the criteria for STUMP i.e. smooth
muscle tumor of uncertain malignant potential in which
due to lack of tumor necrosis and less than 10 mitotic
figures per high power field these tumors are not labeled
as malignant but have the potential to recur as a
malignant one.

Leiomyosarcoma is a malignant smooth muscle cell
tumor and is rare form of malignancy with poor
prognosis. It accounts for 2-5% of all malignancies.t
Leiomyosarcoma are most common type of sarcomas
accounting for 25-36% of uterine sarcomas.?® It is most
commonly seen in involuntary muscles, uterus, stomach,
intestine, retro peritoneum, walls of blood vessels and
skin. Leiomyosarcoma have a primary site of origin
anywhere in body where there is blood supply. Signs and
symptoms consist of abdominal distention, pain in
abdomen due to distention and postmenopausal
pervaginal bleeding.*

Prognosis depends on extent of spread, age, histological
type, tumor size, lymph node metastasis.> Tumour more
than 5 cm has poor prognosis.® Metastasis occurs in the
lung, brain, liver and bones.”

Mitotically active leiomyomas occur commonly in
perimenopausal age group and have the typical
macroscopic and histologic appearance of a leiomyoma.
Leiomyomas which are hypercellular suggest the
diagnosis of leiomyosarcoma. Atypical leiomyoma is
considered as smooth muscle tumour of uncentain
malignant potential (STUMP). This term was first used in
the literature by Kempson in 1973.8

Imaging modalities like CT and MRI are not reliable
diagnostic tools.® Diagnosis of leiomyosarcoma is made
microscopically.

On microscopy, coagulation tumor cell necrosis with
hypercellularity and abundant mitosis i.e. >10
MF/10HPF, presence of aneuploidy, high MIB-1 activity
and negative p53 and show focal ‘bizarre’ changes. It
also shows atypia on cytology which is also a diagnostic
tool.

Staging of leiomyosarcoma is surgical and local growth
of  leiomyosarcoma is its  unique  feature.
Leiomyosarcoma extending beyond uterus and cervix has
a poor prognosis.

Management consists of surgery, chemotherapy and
radiotherapy. Neoadjuvant chemotherapy is used in
advanced diseases. Single agent doxorubicin is effective
for advanced cases.’® This case is unique because the
atypical leiomyoma which have potential to undergo
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malignant changes was converted into leiomyosarcoma
which is a very rare occurrence.

CONCLUSION

This case shows that though it is unexpected after
hysterectomy, leiomyosarcoma has to be considered in a
case of abdominal mass. Atypical leiomyoma developes
approximately in one to five cases out of 1,000 women
with leiomyomas and it is getting converted in
leiomyosarcoma is rarest. Recent studies consist of phase
I1 chemotherapy trails in advanced diseases.
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