J Obstet Gynaecol 2013.33:641-642.
Downloaded from informahealthcare.com by Rijksuniversiteit Groningen on 08/19/13. For personal use only.

Gynaecology Case Reports 641
Cohen et al. (2010) demonstrated a potential benefit in survival
associated with radical hysterectomy (odds ratio, 0.62), this is consistent with an earlier series by Chan et al. (2003) showing that the
only long-term survivors were those with small tumours amenable
to surgery.
Treatment decisions have been based on these small single institution studies, and have been extrapolated from the management of
small cell cancer of the lung.
Although radical surgery is not associated with prolonged survival
relative to definitive radiation (Hoskins et al. 2003), radical surgery is
considered an important component in multimodal treatment (Chan
et al. 2003; Sheets et al. 1988).
Cohen et al. (2010) showed that chemotherapy improved the outcome in those with stage IIB–IVA disease; however, chemotherapy
did not significantly improve survival in those with early stage disease. There are no studies that directly compare radical surgery or
multimodal treatment in early-stage disease; it remains to be determined whether patients with early-stage disease may benefit from
chemotherapy after surgical treatment.
Neoadjuvant chemotherapy has been recommended for patients
with a tumour size ⬎ 4 cm (Chan et al. 2003; Bermudez et al. 2001),
even if it does not improve survival (Chang et al. 1998). Adjuvant
radiation does not alter the course of pelvic recurrence (Sheets et al.
1988; Lee et al. 2008).
In conclusion, small cell carcinoma is a rare histological variety of
cervical cancer and is associated with a poor prognosis. This disease
presents at a more advanced stage with higher rates of nodal and
distant metastasis, compared with other types. Screening and treatment development over the past several decades have not resulted
in a decrease in incidence or significant survival benefits.
Because of the rarity of the tumour, we believe that our case is a
useful addition to the literature and serves to remind us that a multidisciplinary approach for management should be undertaken for
treatment.
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Introduction
Cervical cancer is the second most common malignancy among
women (Jemal et al. 2003). Local recurrent disease occurs in the pelvis and the vagina, whereas distant metastases frequently occur in the
lungs and bone (Jemal et al. 2003).
Metastasis of cervical cancer to abdominal incisions, episiotomy
sites, caesarean section incisions, laparoscopic port sites, drainage sites
and the skin, has previously been reported by Stenson et al. (1990);
Khalil et al. (1993) and Agostini et al. (2003). However, metastases to
such tissues are usually components of systemic disease, with local
recurrences and peritoneal carcinomatosis (Friedlander and Grogan
2002). So far, various locations of skeletal muscle involvement such as
biceps, iliopsoas, deltoid, masseter, intercostal, have been described
by Ferrandina et al. (2006). Isolated abdominal wall metastasis of cervical cancer is extremely rare with few case reports in the literature
(Kim et al. 2008).
In this case report, the management of a patient who had recurrent
cervical cancer with isolated metastasis to the skeletal muscle of the
anterior abdominal wall, is presented.
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Figure 1. FDG-PET images of the metastatic lesion in the sagittal plane
(arrows ⫽ lesion).

Case report
A 48-year-old post-menopausal woman was admitted with a painful mass in the anterior abdominal wall, in May 2008. She had total
abdominal hysterectomy and bilateral salpingo-oophorectomy for
symptomatic uterine myoma in April 2005, and was found to have an
incidental squamous cell carcinoma of the cervix. She had adjuvant
chemoradiotherapy with cisplatin and a dose-equivalent of 5,040 cGy
external beam radiotherapy in 28 fractions, which was followed by
a dose-equivalent of 1,500 cGy intracavitary brachytherapy in three
fractions. No recurrence was noted on routine review, until she presented with a painful mass in the anterior abdominal wall, in February 2008. Her medical history was otherwise unremarkable.
On physical examination, a 4 ⫻ 3 cm firm nodular tender mass
situated in the left anterior abdominal wall below the level of the
umbilicus, was palpated. The patient went through detailed systemic
and gynaecological examinations, which were all found to be normal.
Contrast-enhanced abdominopelvic computed tomography (CT)
scan showed a 4.5 cm hypodense lesion within the left rectus abdominis muscle without any additional pathology. Fluorodeoxyglucose
positron emission tomography (FDG-PET) scans showed a distinct
hypermetabolic focus located within the left anterior abdominal wall,
with standardised uptake value of 8.2 (Figures 1 and 2). The lesion
was suspected to be a metastatic lesion and surgical excision was
decided upon.
The previous surgical incision site was used; after the excision
of the surgical scar, the peritoneal cavity was explored for the presence of ascites and peritoneal carcinomatosis and the lesion was
confirmed to be the sole pathology. The lesion was approximately
6 ⫻ 4 cm in size and 5 cm away from the previous surgical incision line. The corresponding skin and peritoneal surface was intact.
A radical surgical excision of the lesion with 5 cm clear margins was
done. The subsequent abdominal wall defect was repaired with a
30 ⫻ 15 cm dual mesh (BARD Ltd, Crawley, UK). The postoperative
period was uneventful and the patient was discharged on the 5th
postoperative day. A 4 cm metastasis of squamous cell carcinoma
was found on histopathological examination.
The patient was referred to an oncologist for further treatment.
She received adjuvant chemotherapy with carboplatin and paclitaxel.
She has shown no signs of recurrent disease over a 3-year follow-up
period. Magnetic resonance imaging of the abdomen and an FDGPET scan done in May 2011 were both found to be normal.

Discussion
Metastatic spread of cancers to skeletal muscle is uncommon with a
rate of ⬍ 1%, and is usually haematogenous (Ferrandina et al. 2006).
This may be explained by local defence mechanisms such as increased
blood flow, local lactic acid production, protease inhibitors directed
against the cellular invasion of the basement membrane, anti-tumour

Figure 2. FDG-PET images of the metastatic lesion in the transverse plane
(arrows ⫽ lesion).

activity of lymphocytes, natural killer cells and peptide factors, which
are all known to be preventive against the implantation and the
growth of malignant cells (Sudo et al. 1993).
Metastatic disease of skeletal muscle generally manifests itself
with a palpable lump within the involved muscle, which may be
either asymptomatic or symptomatic, with local signs such as pain.
A careful clinical and radiological evaluation of the local signs in
the follow-up period is crucial for early diagnosis. Sonography, CT
and MRI are the first-line imaging methods in such cases. These
not only identify the nature of the lesion but also allow the detection of other possible metastatic foci. Interventional properties of
such imaging tools may also be used for sampling of suspected
lesions.
Fluorodeoxyglucose positron emission tomography is a widely
used imaging method in clinical oncology and was found to be
superior to CT and MR in both staging of cervical cancer and detection of metastatic disease (Ferrandina et al. 2006). The latter feature
is extremely important in cases that are thought to have an isolated
metastasis such as the present case, since the management of the
cases with isolated metastasis differs from those who have diffuse
metastatic disease.
There is, as yet, no consensus for the treatment of isolated metastases of cervical cancer, due to its rarity. It should be emphasised
that surgery is currently the best treatment option for isolated metastases of cervical cancer (Friedlander and Grogan 2002). Recurrent
cervical cancer is generally managed by a combination of surgery,
radiotherapy and chemotherapy (Tinker et al. 2005). Unresectable
recurrent disease is treated by chemoradiotherapy (Tinker et al.
2005; Borgelt et al. 1981). However, the management of such cases
should be individualised according to the severity and extension of
the recurrent disease and general condition of the patient.
The effect of either the duration between primary treatment and
the detection of metastases or surgery, on survival in patients who
have recurrent cervical cancer with isolated skeletal muscle metastases, is impossible to determine, as there is insufficient data. As
expected, isolated skeletal muscle metastases have a poor prognosis
(Ferrandina et al. 2006).
In conclusion, recurrent cervical cancer may manifest itself with
isolated skeletal muscle metastasis after primary treatment, without
evidence of systemic disease. In such cases, surgical treatment may
offer a good long-term outcome.
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Computed tomography (CT) or magnetic resonance imaging
(MRI) were omitted preoperatively as the diagnosis was thought to
be common uterine myomas. A week later, laparotomy was done,
including total abdominal hysterectomy and bilateral salpingooophorectomy. During resection of the solitary vaginal tumour,
presumed to be a benign myoma delivering to the vagina, it was
necessary to conduct removal in combination with the abdominal
approach, because the tumour could not be easily identified from
the perspective of laparotomy and was proving difficult to remove
vaginally. The tumour arose from the posterior vaginal wall, and
occupied the posterior fornix. The resection margins were free
and it was resected completely. The nearest point of the mass to
the cervix was about 1–2 cm, and it was clearly independent from
the uterus (Figure 1a) (the final TNM stage pT2b [8 cm, vagina],
FIGO stage III). Microscopically, the vaginal tumour was a welldelineated but unencapsulated smooth muscle tumour having
epithelioid morphology and frequently forming cords and strands
reminiscent of a sex cord tumour. Tumour necrosis was present
with the mitotic count 6/10 high-power fields (Figure 1b). There
was no definite angiolymphatic invasion. Immunohistochemically, the tumour cells were positive to desmin (Figure 1c), myosin, oestrogen receptor, progesterone receptor, EMA (focal) and
CD10 (focal); negative to skeletal muscle actin, CD117 and alphainhibin. A postoperative MRI of the pelvis and CT of the chest
were normal. On the diagnosis of leiomyosarcoma, the woman was
given gemcitabine plus docetaxel chemotherapy of fixed-dose rate
(gemcitabine 900 mg/m2 days 1 and 8 over 90 min, plus docetaxel
90 mg/m2 on day 8 of a 21-day cycle), for 4 cycles. She was living
and free of disease 8 months after the diagnosis and treatment.

Discussion
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Introduction
Primary vaginal leiomyosarcomas comprise less than 2% of all malignant vaginal neoplasms (Suh and Park 2008). An extensive search
of the literature disclosed 140 case reports published over the past
50 years. Collectively, these reports give only cursory guidelines for
diagnosis, management and prognosis, due to their rarity (Ahram
et al. 2006). These tumours are usually diagnosed histopathologically
after surgical removal. We report on a patient who had chemotherapy
after surgery.

Case report
A 45-year-old Taiwanese woman, para 2, presented as a medical
emergency with moderate dyspnoea, and a history of 1 week’s
excessive vaginal bleeding. Her haemoglobin was 5.0 g/dl. Her
past history was of two caesarean deliveries. There had been
no pelvic irradiation. Physically, she was overweight (165 cm,
68 kg). Multiple uterine myomas were found and a hard round
tumour of 8 ⫻ 7 cm occupied the vaginal canal. Initially, it was
suspected to be a prolapsed uterine submucosal myoma, which
was also thought to be a myoma ultrasonographically. Diagnostic
dilatation and curettage failed because of obstruction by the mass.

Due to their rarity, vaginal leiomyosarcomas are seldom detected
before surgery. Typical symptoms and characteristics of the tumour
have not been well described. Because our patient did have multiple uterine myomas and presented with a solitary vaginal tumour,
presumed to be a benign uterine myoma delivering to the vagina,
the correct diagnosis was made histopathologically after surgical
removal. If, preoperatively, an MRI could have been performed,
the lesion could well have been demonstrated as a well-defined
heterogeneously hyperintense mass within the vagina and with
irregular enhancement on fat-suppressed T1-weighted images
after administration of contrast medium. The non-enhancing foci
of the mass could be seen as the necrotic portion of the lesion on
the pathological specimen (Yang et al. 2009).
Although vaginal leiomyosarcomas may arise from vaginal
leiomyomas, the risk factors for development have not been
determined. These tumours can recur locally, and have a tendency to show haematogeneous metastasis into adjacent organs.
Thus, patients with this disease have a poor prognosis, and
metastasis to the lungs is frequent, in the same way as the
behaviour of uterine leiomyosarcomas. In a review by The National
Cancer Data Base (USA) over a 10-year period, a significant
number of vaginal sarcomas occurred in children for whom
chemotherapy played a major role in treatment (Creasman et al.
1998). We gave adjuvant gemcitabine plus docetaxel chemotherapy in the same way as for uterine leiomyosarcoma, following
surgery.
For the prognosis of these tumours, only the stage remained
an independent predictor of survival on Cox regression analysis
(Ciaravino et al. 2000). Past experience shows that the pelvis was
the first site of recurrence in all treatment failures; and in general, the
vaginal sarcomas in adults pursued a less aggressive course than the
rhabdomyosarcomas of infancy and childhood. In any event, surgery
is the basic treatment, and adjuvant therapy should be individualised
on a case-by-case basis.
In summary, we describe here a patient with a large vaginal
leiomyosarcoma associated with uterine leiomyomas, which was
diagnosed postoperatively and treated with chemotherapy after
resection. Follow-up at 8 months showed no evidence of tumour
recurrence or metastasis.

