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Abstract. Background/aim: Although very rare tumors,
uterine sarcomas are extremely aggressive gynecologic
malignancies being responsible for a significant number of
gynecological cancer-related deaths. However, in such
cases, it seems that cytoreductive surgery might increase
the lifespan if debulking to no residual disease is achieved.
Patients and Methods: We present a case series of three
patients diagnosed with endometrial stromal sarcomas in
which urinary tract resections were needed in order to
maximize the debulking effort. Results: In all cases total
hysterectomy with bilateral adnexectomy was performed; in
the meantime, urinary tract resection was needed due to the
local extension of the neoplastic disease and consisted of
unilateral ureteral resection followed by reimplantation
through ureteroneocystostomy in one case, bilateral
ureteral resection en bloc with partial cystectomy and
ureteral reimplantation in one case and total cystectomy
with bilateral ureterectomy followed by cutaneous ostomy
in the third case. Moreover, one case also necessitated
rectosigmoidian followed by colorectal
anastomosis. In all cases no residual disease was
encountered at the end of the

resection

debulking surgery.
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Conclusion: Urinary tract resections might be needed in
order to maximize the debulking effort in patients
presenting endometrial stromal sarcomas.

Uterine sarcomas represent rare gynecologic malignancies
accounting for less of 5% of all uterine body malignant
processes, which are associated with an extremely poor
outcome due to their capacity to induce the development of
early hematogenous metastases. Moreover, due to this aspect
these tumors rarely respond to chemotherapy or radiotherapy
(1-3). Unfortunately, preoperatively the diagnosis of uterine
sarcoma can be hardly established, since this pathology is
mostly suspected in cases presenting rapidly growing uterine
masses (4). Due to the rarity of this disease, the most
appropriate therapeutic strategy has been strongly debated.
However, an important benefit in terms of survival is expected
if radical surgery to no residual disease can be achieved (5, 6).

Patients and Methods

We present a case series of three patients diagnosed with locally
advanced uterine tumors in which urinary tract resections were
needed in order to achieve complete cytoreduction. In all cases, the
aim of surgery was to obtain no macroscopic visible residual
disease. In all cases, the histopathological studies confirmed the
presence of endometrial stromal sarcomas.

Results

The mean age of patients at the time of surgery was 58 years
(range=53-61 years), the most frequently encountered
symptoms being represented by abdominal pain and vaginal
bleeding. However, one case had urinary bladder invasion
also associated with hematuria. In all cases surgery consisted
of total hysterectomy with bilateral adnexectomy, pelvic and
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para-aortic lymph node dissection. In order to achieve an RO
resection, urinary tract resections consisting of unilateral
ureteral resection, bilateral ureteral resection and respectively
total cystectomy with bilateral ureteral resection were
performed. Moreover, in the third case in which total
cystectomy was performed, a rectosigmoidian resection was
also performed. In all cases the histopathological studies
confirmed the presence of endometrial stromal sarcomas as
well as negative resection margins. As for the degrees of
differentiation, the two patients presenting limited local
invasion of the urinary tract were diagnosed with low grade
lesions, while the case presenting urinary bladder and
rectosigmoidian invasion was diagnosed with a high grade
endometrial stromal sarcoma (Figures 1-7). Interestingly, one
of the three cases reported a previous history of
endometriosis. Therefore, the patient diagnosed with a pelvic
mass invading both the urinary bladder and the rectum had
a previous history of endometriosis and had been previously
submitted to surgery consisting of excision of an ovarian cyst
and of a peritoneal nodule involving the Douglas pouch.
However, the histopathological studies confirmed at that
moment the benignity of the resected specimen.

Discussion

Sarcomas are usually considered as poor prognostic tumors
irrespective of their origin, with poor long-term survival rates
(5-12). Endometrial stromal sarcomas develop from the
endometrial stromal cells, which exhibit a different pattern of
proliferation inducing the apparition of pelvic pain and vaginal
bleeding. This histopathological subtype is responsible for up
to 15% of all uterine sarcomas and 0.2% of all uterine
malignancies (10-12). According to their biological behavior
and histopathological features, the World Health Organization
(WHO) classified in 2014 endometrial stromal sarcomas in
three subtypes: low grade lesions — characterized by an
indolent clinical behavior, high grade lesions — characterized
by a more aggressive course and undifferentiated lesions —
which are associated with the poorest outcome (13, 14).

When it comes to the aggressiveness of this histopathological
subtype of uterine sarcomas, it seems that when compared to
leiomyosarcoma and mixed Mullerian tumors, endometrial
stromal sarcomas tend to be less aggressive and to have a more
favorable outcome. In this respect, the attempt of complete
cytoreduction is perfectly justified (10, 12, 15).

Most often, patients diagnosed with endometrial stromal
sarcomas present pelvic extension at the level of the
surrounding viscera such as the rectum, ovaries or vagina;
however, urinary bladder extension has been rarely
encountered (16, 17). The largest study conducted on the
theme of urinary bladder involvement due to endometrial
stromal sarcomas was performed by Tian et al. and included
six patients. However, among these six cases a single patient
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Figure 1. Unilateral ureteral involvement in a patient with locally
advanced uterine sarcoma.

Figure 2. The aspect after right ureteral reimplantation.

presented urinary bladder involvement at the time of the
initial diagnosis, the other five patients being diagnosed with
pelvic recurrences involving the urinary bladder after a mean
interval from the initial diagnosis of 18 years (range=7-30
years). As for the type of surgery for urinary bladder
involvement, it ranged from transurethral resection of the
bladder to partial or total cystectomy and was followed by
hormone therapy (18).

When it comes to the efficacy of extended pelvic resections
in order to treat locally advanced sarcomas, this aspect has
been demonstrated in the study conducted by Waters et al.,
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Figure 3. The specimen of total hysterectomy with bilateral adnexectomy
and partial cystectomy with unilateral ureteral resection for locally
advanced uterine sarcoma.

Figure 5. Large uterine body sarcoma invading the urinary bladder and
the rectum.

Figure 4. Placing the ureteral stent at the site of uretero-neocystostomy.

which included 670 patients submitted to pelvic exenteration
between 1988 and 2018 in two high volume centers (19).
Patients submitted to extended pelvic resections for digestive
tract malignancies reported a significantly improved long-term
survival when compared to those submitted to surgery for
gynecological malignancies; however, patients submitted to
surgery for sarcomas or for squamous cell carcinomas did not
report any difference in terms of survival when compared to
those submitted to surgery for adenocarcinomas. An
interesting prognostic factor with statistical significance was
represented by the moment in which patients were submitted
to surgery, where cases included in the last period of time
(between 2011 and 2018) reported a significantly longer

Figure 6. The final aspect after total pelvic exenteration for locally
advanced uterine sarcoma.

overall survival when compared to those submitted to surgery
between 1988 and 2004 or between 2005 and 2010. Therefore,
the authors concluded that technical improvement and learning
curve represent important factors influencing the long-term
outcomes of these patients irrespective of the origin of the
primary tumor (19).

Moreover, in order to maximize the benefits of debulking
surgery in cases presenting advanced stage uterine sarcomas
with peritoneal involvement, certain authors proposed
treatment with hyperthermic intraperitoneal chemotherapy
with promising results. Therefore, in the study conducted by
Sardi et al. on 36 patients diagnosed with peritoneal
sarcomatosis the authors underlined the fact that debulking

795



in vivo 34: 793-797 (2020)

Figure 7. The specimen of total pelvic exenteration for locally advanced
uterine sarcoma.

surgery in association with intraperitoneal chemotherapy
might improve long-term outcomes especially in cases with
uterine leiomyosarcoma; unfortunately the types of
associated visceral resections were not detailed, therefore,
there are no data regarding the necessity of association of
urinary tract resections (20).

As for the malignant transformation of endometriosis, it is
a rare complication, described in less than 1% of cases. Most
often this transformation involves the endometriosis foci of
the ovaries and leads to the apparition of adenocarcinomas.
Endometrial stromal sarcomas in patients with a previous
history of endometriosis represent another rare eventuality,
only few cases being described so far. Most often, these
patients also report a rectosigmoidian invasion, this area
being well recognized as a common site of development of
deep infiltrating endometriosis (21). Similarly, in our case the
patient reported a long history of endometriosis, with
previous surgery consisting of resection of an endometrial
nodule developed at the level of the Douglas pouch.

In order to maximize the therapeutic effort, multiple
strategies have been proposed. However, it seems that
debulking surgery to no residual disease seems to have the
best results in terms of survival. Moreover, association of
adjuvant therapies such as radiation therapy or chemotherapy
might improve the rates of S5-year survival especially in
patients diagnosed with low grade endometrial stromal
sarcomas (21). However, the benefits of the association of
chemo-radiotherapy are still strongly debated. Therefore, in
the study conducted by Benoit ez al. and published in 2005
in including 72 cases of uterine sarcomas, the authors
underlined the fact that association of adjuvant treatment
does not decrease the risk of metastatic spread, and surgery
should still be considered as the therapy of choice. Among
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the 72 cases the authors included 12 patients with
endometrial stromal sarcomas, five of them being treated
before 1989 (when adjuvant treatment was not widely used)
and the remaining seven cases being treated after 1989.
However, no significant differences in terms of rates of
recurrences or long-term survival could be observed (22).

Conclusion

Endometrial stromal sarcomas are rare and aggressive
gynecological malignancies with low rates of survival
especially if surgery with curative intent is not feasible.
However, in cases in which debulking surgery to no residual
disease is performed, long-term survival might be
encountered in certain cases. In this context, due to the
anatomical development of these tumors in the close
proximity of the urinary tract, extended resections involving
this tract might be needed in order to increase the rates of
complete cytoreduction.
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