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Primary carcinoma of the Bzrtholin glend is one of the rarest
gynecologic malignancies. No more than 200 cases have been reported
in the literature. The present paper presents a case of primary carcinoma
of the Bartholin gland in a 33 yzar-old howsewife in pregancy 7 months.
Pathologic examination revealed epidermoid cercingma of the left Bar.

tholin gland measuring 3.1 x4.3x3.2 cm.

perforating into the micosa

of the vaginal introitus with one inguinal and one femoral node metastasis
among 25 lymph nodes dissected. The cpzeration consisted of kysterotomy
(cesarean section), radical extendd vulvectomy and groin dissection. One
year after the major operation she gave birth to a baby boy and has

survived 12 years, living and well.

Primary carcinoma of the Bartholin gland
is ushally regarded as one of the rarest
gynecologic malignancies. According to Cros-
sen® and Taussig?), it comprises 2-3% of
vulvar cancers which in turn comprise 3-52
of all female genital malignancies, namely
there is approxinateely one case of Carcinoma
of the Bartholin gland among every one
thousand female genital malignancies: Since
the first case reported by Klob! in 1864, ap-
proximately 200 cases have appeared in the
literature, as shown in Table I However,
the tumor is probably much moré common

than is indicated since many cases are included

- in the series of vulvar cancers without special

regard. For instance, Taussig!® reported the
largest individual series, consisting of 9 casas,
€ver seen in‘the literature under the title of
cancer of the vulva., A case of primary epi-
dermoid carcinoma of Bartholin gland as-

Sociated with pregnancy is preserited in the

present paper, as also is a review of the
literature concerning the subject.

REVIEW OF THE THE LITERATURE

Age Incidence

The tumor may Occur at any age, ranging
from 18 (Jarnecke)® or 19 (Beckmann)®, to
83 (Masterson & Goss)'® or 91 (Pape)!®, with

an average of 49.5*® or 50'°).

Clinical Symptoms and Signs

No specific symptoms cculd be assigned
to this tumor. The common clinical picture
is that of a tender, painful, deep seated labial
mass accompanied by dyspareunia, pruritus,
abnormal bleeding or having a history of Bar-
tholin gland abscess which was treated by
incision and drainage'®. As in its early stage, -
the tumor is a well localized lesion witﬁ =
capsule® and the cverlying vulvar skin is
usually intact, however, as the tumor grows,
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Table 1. Incidence of Primary Cancer of Bartholin G_land

Authors . ] Year Number of cases

Klob 1864 The first case
Sinn 1880 8

Chaboux 19¢8 10

Schneider 1930 37

Aquinaga 1944 97

Wharton & Everett 1951 109 (own case: 1)
Masterson & Goss 1954 117 (own case: 1)
Dennis, Hester & Wilson 1955 114 (own case: 1)
Barclay, Collins & Macey 1963 152 (own case: 8)
Payan & Kish 1965 188 (own case: 1)
Sackett 1965 4

Berlingieri 1965 1

Purola ‘ 1966 l)

Harris 1966 1

Nitta 1935 1

Katsu 1941 3

Horita 1956 1

Hsu & Cheng 1968 1

1864-1968 201

ulceration or fistula may develop on the vulva,
resembling vulvar cancer. The site of the
tumor should. offer an excel.]ent opportunity
for early diagnosis and therapy, but actually,
the average interval between symptoms and
seeking of medical advice is rather long.
The various figures listed in the literature
are 15 months?®, 9.5 months?, 5.8 months'®,

8.8 months?, etc.

Criteria for Diagnosis

Early in 1897, Honan!® proposed four
criteria, as follows; (1) a typical vulvar site
(2) the position, deep in labium (3) the con-
nection of tumor with the gland duct, and
(4) the presence of adjacent intact gland
tissue. Later, in 1903, Schaeffer?® added.ano-
ther condition; (5) it should be adenocarci-
noma and the overlying skin was intact.
However, as discussed elsewhere, the tumor

is not mnecessarily adencczcarcinom. And

that genuine carcinoma may be unable to

satisfy all these oriteria.

Type of Tumor

Since the Bartholin gland is a secretory
glandular organ, it is very natural to assume
that the tumor will be adenomatous, however,
epidermoid variety is not uncommon. The
duct of the gland, near its orifice, is compdsed
of many layers of squamous epithelia, while
the duct systems are composed of transitional
epithelia.’® = Squamous metaplasia may occur
in the deeper portions of the gland during
the course of chronic inflammation,5-26.8 This
explains the rather high incidence of epider-
moid carcinoma, in spite of the fact that the
Bartholin gland itself is a secretory glandular

organ.

Route of Metastasis

The lymphatic drainage of the Bartholin
gland is similar to that of the vulva®), thus
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Table 2. Histological type of Primary Cancer of Bartholn Gland
E [Bggimnes [P incion | Vorrion | DeCR e S
i i i (1955) |  (1955) (1955) (1964)
Adenccarcinoma 33(42.82) ( 39(35.824) ) 19(47.522) ! 52(45.724 f 15(42.82¢
Epidermoid cancer | 31(40.225) 1 51(46.822 \ 18(4527) 41(36.0% 1 16(45.722)
Sarcoma | 3( 392 | 2(52) | 4(352) | 3(85%
Other Cafcinoma l | 8( 7.3%) | | 0(872) |
adenoepidermoid “ :' r \ 2
atypical [‘ ‘ ’ 2
chancroid | | 1
paricellulare i 1
medullary ; 1
mucoid ‘ 2
like cystsarcoma 3
Melanoma 1( 1.32) 0 3( 262) 0
Unclassified 9(11.6%) 1( 2.522) 4( 3.522) 1('2.82
Unknown 27 104 40 114 35

it appears to go through the inguinal, femoral
and iliac chain of nodes®, Taussig®), in
his analysis of 155 cases of vulvar cancers,
indicated the lymph node involvement as
occurring in the order of (1) inguinofemoral
nodes, (2) external iliac nodes, (3) obturator
nodes, (4) hypogastric nodes and (5) urethral
nodes. The metastasis also occurs early and
frequently to distant sitcs, such as the lung
and liver. But he did not present a special
reference to the detailed lymphatric metastasis
encountered among 9 Bartholin gland cancers.
Of 22 cases of carcinoma of Bartholin gland
collected by Simendinger®®, 11 had enlarged
inguinal nodes. Lymphnode enlargement was
noted in 3 of 10 adenccarcinomas, and 5 of 7
epidermoid éancers, thus, it would seem it
‘ozcurred more commonly among cases of
the epidermoid variety. On the contrary,
Collins et al™™ reported that 4 of 8 cancers
involving Bartholin gland had node metastasis,
all of which were adenccarcinomas, while in
4 cases of epidermoid type node metastasis

Wwas not found.

Treatment

As indicated by Mzsterson & Gcest®, all

1 51

methods of therapy have been employed, in-
cluding local excision, partial gland resection,
radium, X-ray and radical vulvectomy with a
complete inguinal and pelvic lymphadnectomy.
These tumors are radiorsistant®?, and its
lymphatic dispersion occurs .on the same
pattern as that of vulvar cancer. Bone
Obviously

extensive vulvectomy with inguinopelvic

involement is not wuncommon.
lymphadnectomy employed as described for a
vulvar cancer offers the best chance for sur-
vival. Substantial evidences are well indicated
by the literature(®72,80),

Prognosis

Strictly speaking, an end result is reliable
only when it is well correlated with the
method of therapy, extent of the d'}sease, after
a complete follow-up study. Unfortunately,
it is quite impessible to evaluate the prognesis
of carcinoma of the Bartholin gland by re-
viewing the literature. As illustrated in
Table 4, those series included many cases
which were lost to study and few authors
correlated the prognesis to the method of
treatment. Generally speaking, most of the

authors claim a grave prognosis of less than
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Table 3. Therapy of Primary Cancer of Bartholin Gland

0. G, China

'.Aquinaga Ma-' >rson & Goss [Barclay & Colling
. Method of therapy 1864-1944 1944-1954 1954-1963
lccal excision 32 (41.52 3( 7.522) 5 (14:322)
lacal excision & radiation 15 (19.422 4 (10.022 4 (11.422)
radical excision with or without node 11 (14.222) 10 (25.025) 19 (54.32%)
removal |
same as above plus radiation 4( 52% 2( 5.02 7 (20.022)
radiation alone 10 132 15262
other or unknown therapy ‘ 14 (18.12%) 20 (50.025)
i 40 ( 35
Table 4. -Prognosis of Carcinoma of Bartholin Gland
5 year survival '
Authers Number of cases [—— Remarks
No. | % ' :
Wharton & Everett 109 9 82 2 epidermoid
2 adenocarcinoma
1 chanchoid
Aguinaga 77 3 39 |15 died
56 (72.724)unknown
Masterson &Goss 40 7 17.5 5 died
28 (725) unknown
Barclay & Collins 27 1 3.7 3 died
(from the literature) 23 (85.124) unknown
8* 2 25 3 died
(own cases) 3 (37.5%) unknown
Taussig 9* 33.3
Sackett 3* 100.0 a, 5 yr.5 m. (died of
metastasis)
b. 6 yr. L& W
L. 7 yr. 9 m. (died of
other diseases)
1 0
(died less
than1yr.)

* Method of therapy is Radical vulvectomy & Lymphadnectomy

10% for tumor. Boughton® suggesis that the
tumor in its early stage, is a well capsulated
lesion and should have a better prognosis than
vulvar cancer. In advanced cases, the outcome
is quite the same as that of the vulvar cancer.
Taussig®? reported a 5-year survival rate
of 33.3% after extensive vulvectomy. Barclay®,
in presenting 8 cases with extensive vulvec-

tomy with lymphadnectomy (with one excep-

_tion) found two 5-year survivors, three deaths
and three unknown cases, the 5-year survival
rate being 2522. Collins et al(™, studied 67
vulvar cancers, treated by extensive vulvec-
tomy with or without node dissection .and
found 40 five-year survivers, i.e, a S—yea'r
survival rate of 5924. No particular mention
was given of the 8 cases of primary cancer

of the Bartholin gland inculuded in this series.
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Saokett®), in reviewing 4 cases of primary
carcinoma of the Bartholin gland, indicated
that 3 cases who had radical operation were
*living 5,6 and 7 years. Obviously, cases who
had radical operation have good chances for

survival.

CASE PRESENTATION

A 33-year-old pregnant woman, paré B,
native of Taiwan, was admitted on Feb. 26,
1957 with the chief complaint of a.painful
mass developing in the left vulva. Since one
year ago, she had noticed a painful solid mass
developing in the left vulva and getting larger
in size. On Oct., 1956, she underwent a simple
excision of the mass by a practitioner, but it
soon reappeared. Malignancy beiug suspected,
biopsy was done by the doctor, three weeks
prior to her admission.

Her menstrual history revealed the
I menarche was at the age of 15, regular with

30 day cycle, 3-4 day duration and moderate
flow. The L' M. P. began on Sep. 9, 1956 and
lasted 4 days. She was credited with five
births: a boy and four girls.

Physical examination revealed a poorly
nourished, moderately developed, slightly pale
woman, Pulse; regular and well wensed. B
P.;108/50 mmHg. Virchow's node; impalpable.
Chest; n.p. Abdomen; soft and elevated, liver
and spleen impalpable. Fundus uteri; 2 f.b.
above the umbilicus. Presenting part was
head. F. H.B. was audible on the right Jower
quadrant. On the left inguinal region, a

pigeon egg sized, solid lymphnode was pal-
pated. A left femoral node of thumb size
Was also palpated.

Local examination revealed an intact ure-
thral orifice and almost intact vestivular
mucosa except mucosa at 5 o’clock showed a
Peanut sized patch with papillomatous surface,
connecting with a firm tumor of a small hen

~ egg size, which extended toward ischiac fu-
berositus, perineum and lateral wall of low

| Vagina, at the site correspondent to the Bar-
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tholin gland. The overlying skin of left labia
major was intact except for the presence of
a fistula located on the level of tuberositus is-
chiadicus. The right Barthoin gland appeared
normal. Rectal examination revealed intact
rectal mucosa except for the part 0.5 cm above
the anal ring where the mucosa showed poor
mobility because of the induration.

Laboratory findings:

R.B.C.; 3.28 mil. Hb.; 10 gm/dl W.B.C.;
5,600 Platelets; 243,000 Blood type; 0 E.S. R.;
“& 275 (avera.) Bleeding time; 4 ‘Coagula-
tion time; 5 N.P.N.; 25.2 mg/dl Glucose;. 72
mg/dl Protein; 7.4 g/dl

B.U N.; 15.7 mg/dl Creatinin; 0.6 mg/dl

Urinalysis; protein (), Sed. RBC, 20-
30/HP. WBC, many. Ep., 5-10/HP. Casy, (—).
Thorn test; normal

Cystoscopy; no abnormal signs

E.K.G.; normal

Chest X ray; essentially clear

Biopsy (Feb. 4, 1957); Epidermoid carcinoma
with frequent mitosis and a great tendéncy
towards keratinization.

Course after admission

She underwent lower cervical cesarean
section, pelvic lymphadenectomy immediately
followed by radical groin dissection on Mar.
6, ‘67. The feius was dead and immature.
The post-operative course was smooth and
she was discharged on April 17, ‘57 in fair
condition.

Follow-up study revealed that she gave
birth to a boy one year after the operation
and is living and well at the time of the
latest contact on Aug. 25, '68, llyears and 6

months after the operation.

COMMENT

According to the literature, primary car-
cinoma of Bartholin gland is very rare, and
its coincidence with pregnancy is extremely
unusual. 0n1§ one instance reported by
Murphy, Wilson and Bickel®? could be found

in the literature after a careful investigation.
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They described a case of adenoid cystic car-
cinoma of the Bartholin gland in a 27-year-old
pregnant woman who had undergone vulvc-
tomy and left inguinal lymphadnectomy. Her
pregnancy progressed normally and a normal
full term infant was delivered by cesarean
section because of transverse presentation, 5
months after the vulvectomy. The case
presented here is an epidermoid carcinoma
of the Bartholin gland occurring in a 33-year-
old pregnant woman. A simple excision of
the tumor was done by a practitioner who
regarded the tumor as one of common Bar-
tholin cyst, about 4 months prior to the
admission. On admission, enlargement of
inguino-femoral lymphncdes were noted clini-
cally, with the tumor invading the vaginal
mucosa. She was subjected to cesarean sec-
tion, extensive vulvectomy and lymphadnec-
tomy in one stage. She stood the operation
well but the baby was immature and died
very soon. Pathological study of the specimen
removed revealed a mnecrotic expansive fumor
measuring 3.1x4.3%3.2 cm, involving the left
Bartholin gland, which had perforated into
the mucosa of vaginal introitus. Among 25
nodes removed, one inguinal and one femoral

were found to be involved. She gave birth

to a boy one year after the operation and is

living and healthy now, 11 years and 6 months
after the operation. This is a good example
suggesting that extensive vulvectomy with
inguino-femoral node dissection’ is the the
best an therapy for this kind of tumor, and
the prognosis is not so pessimistic as indicated
the literature.

SUMMARY

Review of the literature and report of
one case of epidermoid’carcinoma of the Bar-
tholin gland in a 33-year-old pregnant woman
was presented. The incidental occurrence of
the tumor and pregnancy is extremely uncom-
mon. She was subjceted to a radical vulvec-

tomy and lymphadenectomy immediately after

cesarean section in one stage. -She is healthy
now, 11 years and 6 months after the operation,
It is impossible to evaluate the prognosis
of Bartholin gland carcinoma by reviewing
the literature, however, it can not be denied
that radical surgery offers the best chance of

survival.
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pPathologic No.

TPMC 24784...
Low power view of epi-
dermoid carcinoma aris-
ing from  Bartholin
gland. There is distinct
papillary pattern and
little tendency toward
keratinization.

Gross appearance of
the operative specimen,
showing the tumorous
protrusion of the left la-
bia majora correspond-
ing to the site of Bar-
tholin gland.

Cut Surface of the
tumor showing that the
sound introduced freely
from the papillomatous

- patch in the vestibulum
corresponding to the

orifice of Bartholin duct
reached the deep part
of the tumor.
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