A Rare Coexistence in an Infertile Woman: Ligneous Disease in Cervix

and Conjunctiva
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Ligneous disease involving the female genital tract is a very rare entity. We present a case of a patient
who admitted to our clinic with the complaints of dyspareunia, postcoital bleeding and infertility. On
speculum examination a nulliparous cervix with white plaques and hemorrhagic lesions around ostium
were seen. Multiple samples were taken from the cervical lesions and histopathologic diagnosis was lig-
neous cervicitis and low grade cervical intraepithelial lesion. According to the characteristics of the dis-
ease, a conjunctival examination and biopsy were performed. Similar microscopic features in cervix
were also determined and reported as ligneous conjunctivitis. She used cyclosporine and oral contra-
ceptives in the following six months but there was no improvement on either ocular or genital lesions.
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Introduction

Ligneous disease is a rare systemic disorder with chronic
woody pseudomembranous inflammation which can come up
with the lesions on conjunctiva, genital tract, oral mucosa and
ear.!? Its aetiology has not been completely determined and
also it is refractory to all forms of therapy with a predisposi-
tion to recurrence.? It is diagnosed histopathologically with the
detection of amorphous deposits including material with fibrin
and eosinophilic amyloid-like subepithelial sediments.3
Herein we report an infertile patient presenting with dyspare-
unia and postcoital bleeding and diagnosed as ligneous cer-
vicitis and conjunctivitis.

Case Report

A 36-year-old woman was admitted to our clinic with the
complaints of dyspareunia and postcoital bleeding. She had
been married for two years and could not become pregnant de-
spite proper and unprotected intercourse. Her personal and fa-
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milial past medical history was unremarkable except a con-
junctival lesion which was considered as pyogenic granuloma
and offered excisional biopsy two years ago. She was not tak-
ing any medication and had not used an intrauterine device for
contraception.

On speculum examination a nulliparous cervix with white
plaques and hemorrhagic lesions around ostium were seen.
Vaginal cavity was short and narrow, however inflamation
were detected around fornices (Figure 1). Uterus, ovaries and
adnexa were normal in size on bimanual examination.
Transvaginal ultrasonography revealed a 9 mm, regular en-
dometrium and natural appearing adnexa. Follicle-stimulating
hormone, luteinizing hormone, estradiol, thyroid-stimulating
hormone and prolactin levels on the third day of the menstrual
cycle were normal. There were not any abnormalities in nei-
ther her complete blood cell count, liver, kidney and thyroid
function tests, serum glucose level nor her husband’s
spermiogram parameters.

Having informed the patient about the possibility of a cer-
vical malignancy, a colposcopic biopsy under anestesia was
performed. There were not any suspicious colposcopic fea-
tures with acetic acide, however multiple samples were taken
from the cervical lesions which were mentioned above.
Microscopic examination revealed massive deposition of
amorphous, eosinophilic, hyaline and fibrin material with the
loss of surface epithelium (Figure 2). Final histopathologic di-
agnosis was ligneous cervicitis and low grade cervical in-
traepithelial lesion.



Figure 2. Subepithelial depositions of amorphous, eosinophilic
material (hematoxylin-eosin, magnification x 200).

Thereafter, a conjunctival examination and biopsy were
taken by ophtalmology department from the lesion which was
formerly diagnosed as pyogenic granuloma. Similar micro-
scopic features in cervix were also determined and reported as
ligneous conjunctivitis. Meanwhile, patient was consultated
with heamatology department. Additional parameters includ-
ing prothrombin time, fibrinogen, D-dimer, activated partial
thromboplastin time, antithrombin III activity, protein C activ-
ity, protein S activity and activated protein C resistance tests
were conducted and found normal. She was heterozygote for
plasminogen activator inhibitor-1 (PAI-1) gene mutation.
Also, she was offered to perform other tests like plasminogen
functional activity, tissue plasminogen activity and plasmino-
gen activator inhibitor level in another tertiary center but she
refused. Finally, she was receiving cyclosporine and com-
bined oral contraceptives for 6 months but there was no
progress either on her ocular lesions or genitalia.

Discussion

The nomenclature of ‘ligneous’ disease was first intro-
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duced by Borel in 1934.% Ocular mucosa is the most common
site of involvement and there is adequate ophthalmologic data
about diagnosis and management.’ Conversely the number of
cases which have genital lesions is far less than those having
ocular disease. In 2008, Altinkaya et al. declared that only 18
cases on ligneous inflammation involving the female genital
tract have been published in English literature.®

It was formerly reported that patients with ligneous cer-
vicitis generally presented with fertility problems and dys-
menorrhoea in association with pelvic pain, postcoital bleed-
ing and offensive vaginal discharge.” Our patient also suffered
from postcoital bleeding and infertility. The major causes of
fertility problems in this group of patients were defined as
anatomical deposition of fibrin and associated inflammation in
the female genital tract and reduced ovulation efficiency.®

Ligneous disease were thought to be an autosomal reces-
sive transmitted entity which results in absent or very low
plasminogen levels.” The impaired fibrin degradation in pa-
tients with any kind of inadequate plasmin activity (deficiency
of plasminogen or t-PA, excess of PAI or plasmin activator in-
hibitor, lipoprotein (a) abnormalities) results in the deposi-
tions in mucosal sites secondary to previous injury or inflam-
mation.'?

Unfortunately, treatment choices for ligneous diseases are
limited and no successful recommendations have been de-
fined.!"" Only some case reports indicate the efficacy of oral
contraceptives and topical and/or systemic plasmin or plas-
minogen.'>'3 Nevertheless, this was not of significance in our
case.

In conclusion, although it is a rare entity, ligneous disease
should be kept in mind at the time of evaluating a patient with
a cervical or ocular lesion, especially in the infertile woman
population. The improbability of precise treatment and wors-
ening at lesions with recurrent biopsies necessitates the aware-
ness of the disease. Further studies investigating the optimum
therapeutic regimens and establishing certain algorithyms are
required for the management of ocular and genital ligneous
disease.

Infertil Kadinda Nadir Bir Birliktelik: Serviks
ve Konjunktivada Lignoz Hastalhik

Disi genital yolunu tutan lignéz hastalik cok nadir bir durumdur.
Bu olgu sunumunda disparoni, postkoital kanama ve infertilite
sikayetleriyle klinigimize basvuran bir hastayi bildirmekteyiz.
Spekulum muayenesinde ostium etrafinda beyaz plaklar ve ka-
namali lezyonlar olan nullipardz bir serviks saptandi. Servikal
lezyonlardan c¢oklu biyopsiler yapildi. Histopatolojik tani ligndz
servisit ve duglk dereceli intraepitelyal lezyon seklinde geldi.
Hastaligin 6zellikleri g6z 6niinde bulundurularak, konjuktiva



46 Ozekinci M. Sakinci M. Sanhal CY. Pesterelli E. Erman Akar M. Mendilcioglu 1.

muayenesi ve biyopsi yapildi. Servikal lezyonlarin mikroskobik
Ozelliklerine benzer bulgular saptandi ve lignéz konjuktivit ola-
rak raporlandi. Takip eden 6 ayda siklosporin ve oral kontra-
septif kullanan hastanin okuler ve genital lezyonlarinda bir ge-
lisme saptanmadi.

Anahtar Kelimeler: Lignéz, infertilite, Servisit, Konjunktivit
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