
537Leiomyosarcoma Occurring After Hysterectomy…

1 3

necrosis. Mitosis was noted (1–2)/ hpf including atypical 
mitosis. In view of these fi ndings, a diagnosis of leiomyo-
sarcoma was made. Immunohistochemistry showed the 
tumour cells to be positive for SMA, h-caldesmon, p53 
and negative for desmin, thus confi rming the diagnosis. 
Slide review of initial uterine specimen showed stromal 
tumour with infarctoid necrosis and focal atypia sugges-
tive of STUMP. 

 After discussion in multidisciplinary tumour board, she 
was started on chemotherapy. She underwent four cycles 
of gemcitabine–docetaxel. Post-four cycles, reassessment 
CT scan showed an ill-defi ned enhancing sheet of soft tis-
sue in retro-vesical pouch along left lateral wall of urinary 
bladder and multiple well-defi ned lesions in both lobes of 
liver. The case was discussed in multidisciplinary tumour 
board again. She was started on second-line chemotherapy 
(adriamycin + Ifosfamide). After six cycles, the patient 
remains asymptomatic. 

    Discussion 

 According to the latest World Health Organization defi nition, 
uterine STUMPs are smooth muscle tumours with features 
that preclude an unequivocal diagnosis of leiomyosarcoma, 
neither do they fulfi l the criteria for leiomyoma, nor its vari-
ants, thus raising concern that the neoplasm may behave in a 
malignant fashion. It was found that among women undergo-
ing hysterectomy or myomectomy for a presumed diagno-
sis of leiomyoma, 0.01% were diagnosed as STUMP. The 
recurrence rate after hysterectomy for a STUMP is 7.3%. 
The mean disease-free interval is 42 months. The presence 
of leiomyosarcoma after STUMP is very rare. 

 Andrea Dall’Asta et al. reported fi ve cases of uterine 
masses treated by surgical procedure diagnosed as STUMP 
on fi nal pathology. All patients in the study remained with-
out recurrence with a follow-up period ranging from 6 to 
81 months [ 1 ]. 

 Antonio Maccio described a case report of a patient, who 
had undergone myomectomy for a suspected uterine myoma 
histologically proven to be STUMP, who came with diff use 
abdominal sarcomatosis. She underwent surgery achieving 
a complete cytoreduction. Post-op histological examination 
showed high-grade uterine leiomyosarcoma. She showed 
relapse of leiomyosarcoma in the peri-gastric region for 
which she underwent complete removal of the neoplastic 
recurrence. She remained disease-free at the last follow-up 
[ 2 ]. 

 Tsukasa et al. published a report of a 52-year-old woman 
who was diagnosed to have submucosal fi broids and had 
undergone total laparoscopic hysterectomy 4 years before 
presenting with a leiomyosarcoma. She underwent laparot-
omy, and the pathological evaluation confi rmed the tumour 
to be a leiomyosarcoma. A review of the initial tissue did 
not show presence of any malignancy [ 3 ]. 

  Fig. 1       Solid lobulated nodular lesion measuring 11 × 10 cm in the 
abdominopelvic region extending from rectovaginal pouch into the 
peritoneum  

  Fig. 2        a  Cellular neoplasm composed of cells arranged in fascicles, 
bundles and sheets. Neoplastic cells were spindly with elongated to 
ovoid vesicular nuclei, few showing condensed chromatin. Scattered 
bizzare cells noted with high to moderate nuclear pleomorphism, 
irregular vesicular nuclei, condensed chromatin and prominent nucle-
oli. Mitosis was noted 1-2/hfp including atypical mitosis. Large areas 

of tumour necrosis was noted, surrounded by the acellular areas. 
Focal areas of hyalinisation was noted in between. Microscopy was 
suugestive of leiomyosarcoma  b  Microscopic picture showed stromal 
tumour with infarctoid necrosis and focal atypia suggestive of stromal 
tumour of unknown malignancy potential (STUMP)  
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      Introduction 

 Uterine sarcomas are highly malignant tumours accounting 
for less than 1% of gynaecologic malignancies and 2–5% 
of all uterine malignancies in women. Leiomyosarcoma 
is defi ned as malignant smooth muscle tumour displaying 
spindle cell morphology. In 2014, according to the FDA, 
the prevalence of unsuspected uterine leiomyosarcoma 
in patients undergoing hysterectomy or myomectomy for 
benign pathology was 1 in 498. 

    Case Report 

 A 50-year-old lady presented with complaints of abdominal 
swelling for 1 year. She gave history of abdominal hysterec-
tomy with bilateral salpingo-oophorectomy done three years 
ago. The histopathology report of the specimen reported that 
the specimen was received in multiple pieces which meas-
ured 30 × 40 × 6 cm when put together. The slide and block 
review was reported as leiomyoma with infarctoid necrosis 
and focal bizarre nuclei. No evidence of malignancy was 
seen (Fig.  1  and Fig.  2 ).                 

 The computed tomography scan showed a solid lobulated 
nodular lesion measuring 10 × 11 cm in the abdominopelvic 
region extending from rectovesical pouch into the perito-
neum with peritoneal deposits. Her tumour markers were 
normal. (LDH—261 and CA 125—25.9). 

 On laparotomy, a large bosselated mass of 12 × 10 cm was 
present in lower abdomen adherent with sigmoid colon, vag-
inal vault, and bladder. There was also a round fi rm deposit 
of 4 × 5 cm infi ltrating into para-vesical space with dense 
adhesion to bowel loop superiorly and ureter inferiorly. Mul-
tiple seedling lesions (3 × 4 cm) were seen in left paracolic 
space, retroperitoneal space and inferior surface of the liver. 
Complete cytoreduction was achieved. 

 The resected tumour consisted of lobulated grey-white 
mass measuring 12 × 9 × 7 cm. The cut surfaces showed 
multiple lobulations, with whirling. Microscopy showed 
diffuse pleomorphism, atypical mitosis and tumour 
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                          A 22-year-old, G2P1L1, 30 weeks of gestation was referred 
in view of USG suggestive of conjoined twins. MRI was 
suggestive of conjoined twins—Thoraco-omphalopa-
gus, single cardia, fused liver and gross polyhydramnios 
(Fig.  1 a, b).         

 She went in spontaneous labor at 32  weeks. Emer-
gency cesarean section was done using inverted T incision 
on uterus. Female conjoined twins weighing 3.2 kg were 
delivered by breech extraction. The delivery of these babies 
required surgical skill and planning as they were fused from 
chin to abdomen (Fig.  2 ). The twins had a single cardia and 
fused liver so a thin layer of skin was covering these struc-
tures. The delivery by breech extraction required gentle skil-
ful manoeuvres to deliver conjoined twins without damag-
ing any organs. Initially a lower segment incision was taken 
which was extended to a inverted T shaped incision to ease 
the delivery of conjoined twins. The resuscitation of babies 
was also challenging as both of them required immediate 

intubation. Babies were shifted to NICU for further man-
agement. Babies succumbed before surgical intervention on 
day 1 of life.         

 Our patient was from a rural set up where due to lack of 
good radiological equipment and skills she was diagnosed 
to have conjoined twins at a very late gestational age. On 
searching literature, we found that very few cases of con-
joined twins with single cardia had live births. Few cases in 
literature have opted for a classical caesarean section. We 
believe that if skilful gentle manoeuvres to deliver conjoined 
twins are used a classical incision can be avoided altogether. 
Very few articles highlighting the intrapartum and immedi-
ate postpartum management of such cases are reported as 
very few conjoined twins survive up to such gestational age. 

 Antenatal assessment of conjoined twins can help in early 
diagnosis of conjoined twins. Antenatal diagnosis of con-
joined twins can be made on ultrasound in the 1st trimester. 
Features favouring a diagnosis of conjoined twins on antena-
tal ultrasound include—foetuses lying in the same constant 
position with heads and body parts at the same level persis-
tently; inseparable body and skin contours; foetuses facing 
each other with hyperfl exion of cervical spines; fewer limbs 
than expected; sharing of organs; and a single umbilical cord 
with more than 3 vessels. 

 This article wants to emphasise on timely antenatal detec-
tion of conjoined twins so that adverse maternal and foetal 
outcomes can be prevented. This case is being presented 
due to its rarity and to emphasize the importance of timely 
antenatal screening. 
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 Jasmine Tan-Kim et al. reported a case of leiomyosar-
coma developing in previously hysterectomized lady with 
benign pathology. Uterus was removed by morcellation. 
Recurrence occurred 6 years after initial surgery [ 4 ]. 

 The lady in this case report is 50 years of age with BMI of 
30. Her tumour markers were within normal range. The ini-
tial histopathology report was suggestive of a benign tumour. 
She underwent open surgery without use of morcellator, but 
the hysterectomy specimen was removed in pieces accord-
ing to that pathology reports. There is a gap of three years 
between the initial hysterectomy and current mass which 
is less than the median time to fi rst recurrence after initial 
diagnosis of STUMP. 

 What is unique in this case is that there is presence of 
leiomyosarcoma in the patient after three years of an open 
hysterectomy showing STUMP pathology. Ndo lung nodules 
or distant metastasis were noted. This could be de novo syn-
thesis of leiomyosarcoma within peritoneal cavity without a 
uterus or fi broid being present in situ. 

    Conclusion 

 This is a unique case showing leiomyosarcoma arising 
3 years after the primary hysterectomy for fi broid uterus 
diagnosed on retrospective analysis as STUMP. Therefore, 
any case of secondary solid abdominal mass occurring after 
the initial surgery for benign conditions may have a chance 
of being leiomyosarcoma and should be evaluated in detail. 
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