Scientific Foundation SPIROSKI, Skopje, Republic of Macedonia
Open Access Macedonian Journal of Medical Sciences. 2021 Jul 16; 9(C):99-102. g’j’/ ;;(o

https://doi.org/10.3889/0amjms.2021.6405
elSSN: 1857-9655

Category: C - Case Reports

Section: Case Report in Surgery

epaUa
o e
%

_Hay,

=

%

S
oundaionS

S

o

OPEN a ACCESS

A Misdiagnosed Metastatic Squamous Cell Carcinoma of the Vulva

Tito Brambullo

*, Gian Paolo Azzena, Giuseppe Masciopinto, Paolo Toninello

, Bernardo Biffoli"’, Alberto De Lazzari

Department of Neurosciences, University of Padua, Padova, Italy

Edited by: Ksenija Bogoeva-Kostovska

Citation: Brambullo T, Azzena GP, Masciopinto G, Biffol
B. A Misdiagnosed Metastatic Squamous Cell Carcinoma
of the Vulva. Open Access Maced J Med Sci. 2021 Jul 16;
9(C):99-102. https://doi.org/10.3889/0amjms.2021.6405
Keywords: Lymph node; Metastasis;

Squamous cell carcinoma; Vulva

*Correspondence: Tito Brambullo, Department of
Neurosciences, University of Padua, Padova, Italy.
E-mail: tito.brambullo@aopd.veneto.it

Received: 05-May-2021

Revised: 20-Jun-2021

Accepted: 06-Jul-2021

Copyright: © 2021 Tito Brambullo, Gian Paolo Azzena,
Giuseppe Masciopinto, Paolo Toninello, Bernardo Biffoli,
Alberto De Lazzari

Funding: This research did not receive any financial
support

Competing Interests: The authors have declared that no
competing interests exist

Open Access: This is an open-access article distributed
under the terms of the Creative Commons Attribution-
NonCommercial 4.0 International License (CC BY-NC 4.0)

Introduction

Abstract

BACKGROUND: Early diagnosis of vulvar squamous cell carcinoma (SCC) is directly related to better prognosis and
higher survival rate. Missed gynecologist follow-up, some cultural traditions and refrain from facing with a problem
that involves intimacy and sexual sphere can be the cause of delayed diagnosis and treatment. Radical surgery still
represents the gold standard, but narrow excision margins can progressively lead to local recurrence, even after
years.

CASE REPORT: The case we present is a rare case of misdiagnosed metastatic SCC of the vulva after radical
excision and groin dissection 2 years before. After a full-through discussion with patient on treatment options and
prognosis, a multidisciplinary surgical approach was planned, consisting in wide surgical resection of groin, part
of mons pubis and right pelvic iliac-obturator lymphadenectomy. Femoral artery excision was performed due to
absence of a clear margin, and reconstruction was accomplished with interposed great saphenous vein graft. The
plastic reconstruction consisted in harvest of transverse rectus abdominal flap (TRAM), that was transposed inferiorly
to repair right groin. Pathologist confirmed free margins of excision and pelvic lymph nodes resulted negative (pT1b,
N3, MO — stage IV A).

DISCUSSION: When deep structures of the groin - such as femoral vessels - are involved by relapse, the condition
is potentially life-threatening. A multidisciplinary approach consents to perform a radical surgery with free margins
and likewise to achieve a satisfying functional reconstruction.

CONCLUSION: This case should emphasize that skin ulceration on a non-weight-bearing surface is always
suspicious for skin malignancy, an incisional biopsy is easy to perform and consents a rapid diagnosis. A history of
recurrent vulvar SCC should always warn about the risk of late lymph node metastasis even years after a radical
excision of the primary tumor and concomitant lymphadenectomy.

the perineural invasion and the extent to adjacent
anatomical structures such as the urethra, bladder,
anus, and vagina [4].

Vulvar squamous cell carcinoma (SCC) is
considered a rare tumor of female genitalia, because
of an incidence ranging from 1 to 2/100,000 women [1].

Vulvar SCC can be HPV-related and a non-
HPV-related, the first usually arises in younger women,
the second affects more frequently elder ones.

At presentation, tumor size and inguinofemoral
nodes status represents the most important prognostic
factor in vulvar SCC [2].

Vulvar SCC is staged according to TNM and the
International Federation of Gynecology and Obstetrics
staging systems [3].

The size of the primary tumor (T), the status
of regional nodes (N), and the presence of distant
metastasis (M) constitute the parameters on which the
staging is calculated.

Recently, some other parameters of primary
tumor have been evaluated in order to define a high-
risk SCC subtype, these are the size (diameter >2 cm),
the in-depth growth (stromal invasion) (alternatively
the Breslow measurement is considered equivalent),

When at least one of these parameters
is present the vulvar SCC can be defined “locally
advanced,” and correlates to high rates of local
recurrence and node involvement [5] and with worse
overall survival.

Likewise, a recurrent vulvar SCC after radical
excision is to be considered locally advanced.

Case History

A 76-year-old woman was hospitalized in the
internal medicine department for acute thrombosis of
common and superficial femoral vein associated with
edema of the right inferior limb, a skin ulceration was
also present on the ipsilateral groin (Figure 1).

The diagnosis was posed after a CT scan, that
also showed soft tissue erosion forming a cavity of 12 x
8 x 4 cm localized on the right inguinal groove (Figure 2).
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Figure 1: Right groin skin lesion at presentation

The skin around the ulceration was deeply
undermined, no signs of granulation were present, and a
slough film was covering all the subcutaneous fatty layer.

Vein thrombosis etiology was suggested being
the external compression caused by a huge groin
abscess that had enlarged up to skin breakdown.

Plastic surgery consultation was required to
evaluate the options for local treatment.

Biochemical parameters were in range, except
for arterial pressure and glycemia, due to hypertension
and diabetes, both drugs treated.

Figure 2: CT scan. A dense altered tissue surrounds the right groin
cavity extending to femoral vessels

The patient interview revealed a history of SCC
of the vulva (diameter 3 cm, moderately differentiated, no
vascular, or lymphaticinvasion), successfully treated 4 years
before (April 2016) with simple vulvectomy (resection of
the clitoris and minor labia with close free margins, the
narrowest free margin was 2 mm) (pT1b - stage IB).

The staging was negative for regional and
distant metastasis, so no adjuvant chemo/radiotherapy
was administered.

After 2 years (October 2018) patient developed
a local recurrence (diameter 2.8 cm, ulcerated,
moderately differentiated) so underwent radical
vulvectomy with bilateral inguinal dissection, excision
margins resulted free (the narrowest free margin was
2 mm), even if close and no lymph node metastasis
were detected of 22 lymph nodes retrieved (pT1b NO
MO - stage IB).

During the immediate postoperative period,
patient developed an abscess of the right groin, that
was successfully drained, the follow-up was uneventful.

At the time of plastic consultation, in February
2020, given the history and local conditions, incisional
biopsies of lesion margins were performed under local
anesthesia, that revealed SCC cell nests.

After a full-through discussion with patient
and her relatives on treatment options and prognosis,
a multidisciplinary surgical approach was planned,
consisting of wide surgical resection of the groin,
part of mons pubis, and right pelvic iliac-obturator
lymphadenectomy (Figure 3).
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Figure 3: Preoperative planning of wide groin excision and abdominal
skin island of left rectus muscle TRAM flap

Vascular surgeon did not pose indication to
vein reconstruction with graft, given the time intervening
since thrombosis occurred and the absence of distal
limb congestion.

Femoral artery excision was performed due to
the absence of a clear margin, and reconstruction was
accomplished with interposed great saphenous vein graft.

The plastic reconstruction consisted of harvest
of transverse rectus abdominal flap, that was transposed
inferiorly to repair the right groin (Figures 4 and 5).

An abdominal mesh was then applied to the
donor area in order to reduce the risk of post-incisional
hernia.

Postoperative healing was uneventful, and
patient was discharged 2 weeks later.

Pathologist confirmed free margins of excision,
the massive extracapsular spread, and tissues necrosis
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did not allow to definitely assess if the tumor relapse
origin was a primary cell nest or a secondary lymph
node metastasis, pelvic lymph nodes resulted in
negative (pT1b, N3, MO - stage IV A).
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Figure 4: Abdominal TRAM flap setting into right groin

In consideration of extensive invasion and limb
major vessels involvement, adjuvant radiotherapy was
considered but not indicated due to the patient poor
general conditions.

Figure 5: Final result after TRAM flap inset into right groin and closure
of donor area

At 3 months follow-up no local recurrence was
evident, but after 8 months patient developed several
cutaneous nodules external to surgical margins, thus she
was proposed for immunotherapy and palliative care.

She died 1 month later.

Discussion

We present the case of a misdiagnosed
metastatic SCC of the vulva.

The patient underwent two surgeries with
radical intent and the margins and regional nodes were
proved to be free.

Hence, the treatment can be defined
appropriate and successful [6], but close margins of

resection (up few mm) may be inadequate to guarantee
a long disease-free survival.

When the malignancy is evident is always
arduous make the patient understand the need for a
wide excision (hemi- or total-vulvectomy) [7].

The patient's high expectations related to
function preservation and aesthetics may lead to
suboptimal tumor resection, promoting local recurrence
or regional metastasis.

Since early diagnosis, a multidisciplinary
approach, both oncological and reconstructive, can
obviate the risk of close margins providing effective and
stable repair of the defect.

Another issue is represented by the regional
lymph node management.

In the past two decades, the practice of sentinel
lymph node (SLN) biopsy has been progressively
accepted and become widespread, partially obviating
the need of a diagnostic lymphadenectomy.

Today, if pre-op staging or the SLN biopsy is
positive, the groin dissection keeps playing a main role
in maintenance the local disease under control.

A proper groin lymphadenectomy has to
extend from Scarpa’s apex to the inguinal ligament, but
further dissection of external iliac and obturator lymph
nodes has always to be considered in the presence
of extracapsular spreading, three or more positive
unilateral groin lymph nodes, or macrometastasis
>10 mm [8].

A groin dissection limited to the Ilymph
nodes nearest to the inguinal groove, may achieve
the diagnostic purpose, but will fail to avoid a rapid
local recurrence in presence of bulky positive pelvic
nodes [9].

Lymph node metastasis can rapidly broaden and
invade nearby structures, such as femoral vessels [10].

A tumor invasion of the external sheath of the
vein can cause thrombosis, but when the malignant
process involves a main artery - as common or
superficial femoral - acute and massive bleeding has
the most chance to occur.

Major drawback of such complex surgery
is perioperative life-threatening risk due to age,
comorbidities, and general conditions, thus a proper
preoperative patient assessment is mandatory.

Adjuvant radiotherapy is usually considered
to sterilize the oncological field after surgery, the
combination with chemotherapy has been proven to be
effective [11], [12].

Alternative to surgery, immunotherapy has been
recently proposed for advanced or metastatic SCC,
preliminary results seem to be encouraging [13], [14].
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Conclusions

This case should emphasize that skin
ulceration on a non-weight-bearing surface is always
suspicious for skin malignancy, an incisional biopsy is
easy to perform and consents a rapid diagnosis.

Ahistory of recurrent vulvar SCC should always
warn about the risk of late lymph node metastasis even
years after a radical excision of the primary tumor and
concomitant lymphadenectomy.

The size of the primary tumor (about 3 cm)
should have led to the diagnosis of advanced SCC,
and consequent more aggressive wide excision should
have been indicated.
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