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Abstract

Case Report

We report a case of uterine leiomyosarcoma initially diagnosed on pathological examination of a vaginally performed
interannexal total hysterectomy specimen for a giant 10 cm/8 cm fibroid delivered through the cervix prolapsed out of
the vulva and causing acute neglected uterine inversion in a 30-year-old nulliparous patient with a history of a 4x3x2

cm submucosal myoma on pelvic ultrasound.
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INTRODUCTION

Acute non-puerperal uterine inversion is a rare
clinical situation. Leiomyosarcoma is a possible
etiology. Given the urgency of the situation in most
cases, especially hypovolemic shock, vaginal total
hysterectomy is the safest and most reliable surgical
technique.

Uterine leiomyosarcoma is a rare malignant
conjunctival tumor with a poor prognosis, representing
between 2 and 6% of malignant tumors of the uterine
body [1, 2]. It is the most frequent type of uterine
sarcoma, developing from the myometrium and most
often presenting as a banal myoma or in necrobiosis.
Anatomopathological diagnosis is often made on the
surgical specimen. The gold standard of treatment is
surgery, while the role of adjuvant therapies remains
debated [1, 3, 4].

CASE REPORT

A 30-year-old nulliparous patient with a history
of submucosal myoma measuring 4x3x2 cm, discovered
on pelvic ultrasound one year ago, presented to the
gynaecological emergency department with a 2-day
history of a mass outside the vulva, pelvic pain and
genital haemorrhage.

General examination revealed a pale facies,
arterial hypotension 90/50 mmHg, heart rate 150 bpm
and dizziness. Gynaecological examination revealed a

whitish, hard, bumpy, irregular, pedunculated mass,
externalized outside the vulva, measuring 10/8 cm,
independent of the vaginal walls and connected to the left
side of the cervix prolapsed outside the vulva by a thick
pedicle, clinically suggestive of a giant uterine fibroid
delivered through the cervix prolapsed outside the vulva.
Examination revealed incipient necrosis of the prolapsed
cervix. Attempts to reduce and reposition the mass were
unsuccessful.

An emergency laboratory workup showed a
hemoglobin of 7 g/dl. The patient was transfused with 4
packed red blood cells, and an indwelling urinary
catheter was inserted.

Suprapubic ultrasound revealed no uterus or
ovaries, but an intravaginal mass. The diagnosis retained
after clinical examination and pelvic ultrasound was that
of acute neglected uterine inversion secondary to a giant
submucosal fibroid delivered through the cervix
prolapsed outside the vulva, given the patient's history.

The patient was admitted to hospital and her
hemodynamic status was restored. The decision to
perform a total inter-annexal vaginal hysterectomy was
taken after consultation and consent from the patient.

The patient was transfused during the operation,
which began with exeresis of the giant fibroid, reduction
and repositioning attempts were again unsuccessful, and
the hysterectomy began with an anterior colpotomy with
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careful vesico-uterine detachment, followed by an
annular incision of the posterior lip of the uterine cervix
and posterior detachment of the douglas cul de sac, then
ligation-section of the right and left uterosacral
ligaments, then ligation-section of the right and left
uterine arteries, then opening of the vesico-uterine
peritoneum and douglas, then ligation-section of the right
and left round ligaments, then ligation-section of the
right and left utero-ovarian pedicles, and finally a total
inter-annexal hysterectomy and closure of the vaginal
slice. The operation was carried out without any notable
incident.  Surgical specimens were sent for
anatomopathological study.

Post-operative  monitoring  showed  an
improvement in the patient's condition, with hb=8.6g/dI
two days after surgery. Given the positive evolution, the
patient was discharged from hospital on the fifth day
after the operation.

Pathology of the surgical specimens showed a
leiomyosarcoma, and the patient underwent further
work-up concluding in stage 1 leiomyosarcoma. After
discussion of the patient's case, chemotherapy and pelvic
radiotherapy were ruled out, and it was decided to see the
patient every 3 months for 3 years, then every 6 months
for 3 years, then once a year for up to 10 years.

Figure 1: Uterine leiomyosarcoma presenting as a giant 10/8 cm uterine fibroma delivered through the cervix
which is also prolapsed out of the vulva

Figure 2: Leiomyosarcoma presenting as a uterine fibroid delivered through the cervix (A), inverted uterus
excised (B)
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Figure 3: Surgical specimens from vaginal myomectomy (A) and total hysterectomy (B) sent for
anatomopathological study. The uterus is reshaped after excision

DiscuUsSION

Uterine inversion is defined as the inverting of
the uterus into a finger or “uterine invagination”. It is a
rare pathology, more frequent in obstetrics than in
gynecology. Uterine inversion is serious, and can be life-
threatening due to the hypovolemic shock it causes [5].
In the majority of cases, this involved post-menopausal
women or women over 45 years of age [6].

Several factors are implicated in the
pathophysiology of non-puerperal uterine inversion : the
presence of a uterine tumor ; localized preferentially on
the uterine fundus; on a thin uterine wall; with a small
tumor pedicle ; rapid tumor growth ; and cervical
dilatation by distension of the uterine cavity [7-10].

The etiology found in 70 to 85% of cases of
gynaecological uterine inversion, depending on the
author, is submucosal myoma [11]. In 15 to 30% of
cases, malignant tumors are involved, with uterine
sarcomas (leiomyosarcoma, embryonal rhabdomyosarcoma,
endometrial stromal sarcoma) at the forefront.

Depending on severity, there are four degrees of
inversion [11]: first degree : the uterine fundus is
depressed into a “cul de fiole” or cupula ; second degree:
the inverted uterus passes through the external orifice of
the cervix; third degree: the uterine body becomes
intravaginal and may become completely externalized,;
fourth degree or total inversion: the vaginal walls
participate in the inversion.

Two other classifications have been proposed
for non-puerperal uterine inversion : partial or total
inversion [12] and acute or chronic inversion according
to the onset and evolution of symptoms [13, 14].

Acute non-puerperal uterine inversion is often
dramatic. It is characterized by increased pain intensity

and heavy menorrhagia [15]. Chronic non-puerperal
uterine inversion is characterized by pelvic discomfort,
vaginal discharge, minimal menorrhagia and severe
anemia [14, 16, 17].

Management  involves  prior  medical
reanimation with restoration of blood volume and broad-
spectrum antibiotic therapy, followed by surgical
management. Hysterectomy is virtually indispensable in
cases of 3rd and 4th degree uterine inversion [18].

The laparoscopic-vaginal approach already
described by the Auber et al., team [19] seems to be a
good alternative for confirming the diagnosis, assessing
the degree of ischemia of the adnexa and vagina, and
devascularizing the uterus laparoscopically by
controlling the uterine pedicle from its origin.

In the literature, uterine artery embolization is
indicated in chronic non-puerperal uterine inversion,
generally of the 2nd and 3rd degree, and in acute
puerperal inversion reducible to conservative treatment.
Preoperative embolization in acute non-puerperal uterine
inversion may be useful to limit blood loss.

Uterine leiomyosarcoma is a rare conjunctival
malignancy arising from the mesenchymal elements of
the myometrium [20]. The relative frequency is 1.3% of
all uterine cancers [21] and corresponds to 40-50% of
uterine sarcomas. There is Classical uterine
leiomyosarcoma and the epithelioid and myxoid
variants.

There are 2 leiomyosarcomas per 1,000 uterine
fibroids [21, 22]. They are characterized by great
anatomopathological heterogeneity. Their prognosis is
poor, with a five-year survival rate of around 30% [1,
23]. They must be diagnosed early, as patient survival
correlates with tumour stage [1]. Recurrence rates for
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leiomyosarcomas vary from 35 to 70%, depending on the
author. Most often affecting the pelvis, they occur within
two years of diagnosis.

Treatment is essentially surgical, and must be
complete from the outset [24, 25]. The first stage of the
operation involves peritoneal cytology and exploration
of the abdomen. Most authors perform a non-
conservative hysterectomy, although some have shown
that ovarian conservation does not affect survival.
Complementary procedures depend on the degree of
exploration : visceral excision depending on extension,
and pelvic curage if adenopathies are palpated.

Radiotherapy reduces the incidence of pelvic
recurrence, but does not improve overall survival [24, 26,
27]: its place should be discussed on a case-by-case
basis. Post-operatively, radiotherapy may be proposed
when exeresis is incomplete due to disease extension,
and in the absence of surgical revision. When surgery is
contraindicated or refused by the patient, exclusive
radiotherapy may also be discussed.

Chemotherapy may be offered before surgery if
the tumour is deemed unresectable from the outset, or
after surgery if tumour resection was not optimal, or in
the case of distant metastases. The main protocols
include cis-platinum, adriamycin and ifosfamide, and
more recently gemcitabine and docetaxel [26]. When a
leiomyosarcoma is discovered histologically on a
hysterectomy specimen, no adjuvant treatment is
required, and there is no need to reintervene for lymph
node staging, as leiomyosarcomas are not very
lymphophilic. However, it is preferable to carry out an
extension work-up to ensure that there are no pulmonary
or abdominal metastases (chest X-ray and abdomino-
pelvic scanner). Depending on the histological risk of
uterine invasion, postoperative radiotherapy may be
proposed.

In stage 1, the tumor is located only in the
uterus. Stage 1 is divided into stages 1A and 1B. In stage
1A, the tumor measures 5 centimeters or less. In stage
1B, the tumor measures more than 5 centimeters.

In our patient, leiomyosarcoma presented as a
giant fibroma delivered through the cervix prolapsed out
of the vulva with acute uterine inversion neglected. Total
vaginal hysterectomy is the technique of choice and
represents the radical treatment given that the extension
workup concludes stage 1.

CONCLUSION

Acute non-puerperal uterine inversion is a rare
gynecological complication. Leiomyosarcoma is a
possible cause, but it is a rare cancer with a poor
prognosis. It is rarely diagnosed preoperatively, most
often presenting as a benign myoma or necrobiosis. The
main prognostic factor is mitotic activity. Treatment is
dominated by surgery. Radiotherapy can only reduce

local recurrence without altering survival, and
chemotherapy has not proved effective.

When the tumor is confined to the uterus (stage
1), as described in our case and presenting as a giant
fibroid delivered through the cervix prolapsed out of the
vulva and causing uterine inversion, treatment consists
of total vaginal hysterectomy.
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