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Olgu Sunumu / Case Report

Malignant transformation of dental material-induced oral lichenoid contact reaction: A

case report describing outcomes after amalgam removal

Dental materyal iligkili oral likenoid kontakt reaksiyonun malign doniisimii: Amalgam ¢ikarimi sonrasi sonuglarin ortaya konuldugu bir olgu

Ahu Yorulmaz ', Basak Yalcin *, Ayse Boyvat %, Omiir Ataoglu °, Onder Bozdogan *

Abstract

Oral lichen planus (OLP) is a chronic immune-mediated dermatosis of unknown origin.
Considered as one of the most common diseases of the oral mucosa, OLP has been subject
of intense interest since its first identification as a premalignant condition. Oral lichenoid
contact reactions (OLCRs) are distinct analogs of OLP lesions, in that they are nearly
indistinguishable from OLP both clinically and histologically. There is an on-going debate
about whether the underlying condition causing OLP-induced malignant oral squamous
cell carcinoma is OLP or OLCR. Even currently, a considerable number of patients with
OLCR are diagnosed and managed as OLP without searching for specific causative agents.
Dental restorative materials are one of the most common inducers of OLCR. Here, we
describe a case with dental material-induced OLCR, who had previously undergone
marginal mandibulectomy and neck dissection with a diagnosis of invasive well
differentiated squamous cell carcinoma associated with OLP. We emphasize the need for
investigation of possible etiological factors in every case of OLP or OLCR, as a basal
patch test may completely change the course of the disease.
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Oz

Oral liken planus (OLP), etiyolojisi heniiz tiim yonleriyle aydinlatilamamis kronik immiin
aracili bir dermatozdur. Oral mukozanin en sik hastaliklar1 arasinda kabul edilen OLP,
premalign bir durum olarak tanimlanmasindan bu yana ¢ok daha fazla ilgi goren bir
hastalik haline gelmistir. Oral likenoid kontakt reaksiyonlar (OLKR), OLP’den gerek
klinik, gerekse histopatolojik olarak neredeyse ayirt edilemez, bu nedenle OLP
lezyonlarinin analogu olarak goriiliirler. Hali hazirda, OLP iligkili malign oral skuaméz
hiicreli karsinomaya neden olan tetikleyici hastaligin, OLP ya da OLKR’den hangisinin
oldugu konusunda siiregelen tartismalar vardir. Dahasi, giiniimiizde halen kayda deger
sayida OLKR tanil1 hasta, altta yatan spesifik etiyolojiler arastirilmadan OLP olarak kabul
edilmekte ve tedavi gormektedir. Dental restoratif materyaller OLKR’in en 6nemli
tetikleyicileri arasindadir. Biz de burada, dental restoratif materyal iligkili OLKR tanisi
koydugumuz ve bize bagvurmadan 6nce OLP’nin neden oldugu oral mukozanin iyi
diferansiye malign oral skuamdz hiicreli karsinoma tanisiyla marjinal mandibulektomi ve
boyun diseksiyonu uygulanan bir olguyu sunmak istiyoruz. Biz, her OLP ve OLKR
olgusunda olas1 etiyolojik faktorlerin aydinlatilmasi gerektigi kanaatindeyiz, ciinkii
yapilacak bir bazal yama testi hastaligin klinik seyrini tamamiyla degistirebilir.

Anahtar kelimeler: oral liken planus, oral likenoid kontakt reaksiyonlar, oral skuamoz
hiicreli karsinom, dental restoratif materyaller, yama testi
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Introduction

Lichen planus is a common chronic inflammatory
dermatosis affecting skin, mucous membranes, and nails [1].
Oral lichen planus (OLP), which is one of the most common
diseases of the oral mucosa, generally occurs in middle-aged
women [2, 3]. Oral lichenoid contact reactions (OLCRs), also
called as oral lichenoid lesions (OLLS), represent a spectrum of
lesions, in which findings are indistinguishable from OLP both
clinically and histologically. The main difference between these
conditions is the presence of an identifiable initiating factor in
OLCR [3-5]. Moreover, although both OLP and OLCR have
been assumed to be potentially malignant, it has been suggested
that the one which has the premalignant nature is OLCR [3, 5-7].

Here, we report a case with OLCR, who had undergone
marginal mandibulectomy and neck dissection with a
histopathology report of invasive well-differentiated oral
squamous cell carcinoma (OSCC). She had been diagnosed and
managed as OLP and several years after we have performed a
patch test with dental screening series, which have confirmed the
contact allergy to dental restorative materials.

Case report

A 56-year-old woman came to our outpatient clinic with
several years’ history of an intractable oral ulcer. Her medical
history revealed that she had been diagnosed with erosive OLP
several years ago and treated for many times without
improvement. Two years ago, she was diagnosed as having
invasive well differentiated OSCC associated with OLP and
finally undergone marginal mandibulectomy and neck dissection.
On the other hand, after the operation the oral ulcer recurred.
There was no family and past history of any other diseases,
medication. In addition, she did not have a history of smoking.
On oral examination, we observed a round ulcer with clearly
defined margins, measuring 1x1 cm in diameter on right
posterior buccal region (Figure 1). We also observed dental
fillings adjacent to the ulcer. The patient did not want any other
invasive procedure including oral mucosa biopsy. The
pathological specimens of the patient, which were readily
available were reexamined and reevaluated in our institute.
Examination of the specimens revealed that it was consistent
with invasive OSCC (Figure 2). We questioned the diagnosis of
OLP and regarded OLCR as the primary disease. Thus, we
established a patch test with dental screening series. According
to 48, 72 and 96 hour readings, positive patch test reactions to
sodium tetrachloropalladate hydrate (+3), nickel sulfate
hexahydrate (+3) and palladium chloride (+2) were observed.
Based on history and clinical findings, we made a diagnosis of
dental material-induced oral lichenoid contact reaction. The
patient was referred to a dentist for removal of the dental fillings.
We prescribed the patient oral acitretin 20 mg daily. After
acitretin treatment and replacement of dental fillings with non-
allergen containing products, a dramatic resolution of lesions
was observed within months (Figure 3). The patient was taken
under follow-up with oral acitretin 20 mg daily. Currently, the
patient is disease-free at six months follow up. Written consent
was taken from the patient.
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Figure 1: Ulcer on right posterior buccal region

Figure 2: Lichenoid infiltration and basal cell atypia in oral mucosa (a and b).
Invasive well-differentiated squamous cell carcinoma (c and d) with significant
inflammatory reaction around tumor islands (d) (a and d: x100, c: x40, b: x200)

Figure 3: Dramatic resolution of the ulcer after removal of dental material (3rd
month of acitretin treatment)

Discussion

OLCR constitutes a group of lesions mediated by
delayed-type hypersensitivity response. Dental restorative
materials, particularly mercury-containing amalgam, are one of
the most common causative factors for OLCR. Even several
months to years after contact with mercury, a cell-mediated
immune response is initiated in susceptible individuals. Although
the exact pathophysiological mechanism of OLCR is still
obscure, it has been suggested that patient’s human leukocyte
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antigen type is a fundamental determinant in shaping the delayed
type immune response, which is carried out by both CD8+
cytotoxic and CD4+ helper T cells [3, 4, 6, 8].

The clinical presentation of OLCR is typical with
lesions identical to lesions of OLP. White reticular papules and
patches, white plaque-like appearance, erythematous erosions
and ulcerations may be found both in OLP and OLCR. On the
other hand, while OLP generally affects multiple sites in the oral
cavity bilaterally and symmetrically, OLCR lesions, which are
usually erosive in nature, tend to be unilateral and localized to
the site of contact with dental material [3-5, 8]. Although there
are several reports in the literature describing malignant potential
of OLP, it has been suggested that only OLCR, but not OLP, has
the malignant potential and if an OLP like lesion is associated
with malignancy, it should not be termed as OLP, as it is indeed
OLLs, which includes OLCR [6, 7, 9-13]. Accordingly, some
authors use the term OLL, when the lesion has an attributable
causative factor and a malignancy potential [5, 6].

Patch test is utmost important in the diagnosis of
OLCR. A lichenoid lesion with a topographical relationship with
dental restorative materials implies a diagnosis of OLCR and a
patch test with dental screening series ascertains contact allergy
to amalgam-related allergens. Although the patch test has
disadvantages such as a relatively long period required for
testing and the risk of sensitization, in the setting of a unilateral
recalcitrant lesion, which has a typical topographic association
with dental restorations, patch testing is a must to be considered
[3, 4, 8]. In patients with positive results, replacement of dental
restorations induces significant improvement in lesions [3, 4, 8,
14, 15].

Our case represents an exceptional case of malignant
transformation of dental material-induced OLCR. She had been
diagnosed and managed as treatment resistant OLP for several
years without administration of a prerequisite, which was a basic
patch testing with dental screening series in this particular
instance. The fact that she had undergone marginal
mandibulectomy and neck dissection was another drawback. In
addition, patch test results were also remarkable in our patient. It
is known that the most common culprit allergen in OLCR is
mercury [4, 8, 15-17]. However, our patient did not have a
positive reaction to mercury, instead, a strong positive reaction
was observed to palladium chloride, and extreme reactions were
elicited by sodium tetrachloropalladate hydrate and nickel sulfate
hexahydrate, which are other dental allergens. We highlight the
importance of patch testing, which is indeed practical and when
outcomes of the patients are taken into account has inestimable
results. On the other hand, we recognize the truth that
malignancy is a multifactorial process. We can’t assume that the
single causative factor in our patient was OLCR. We suggest that
OLCR is the triggering component in the tumorigenesis. Case
reports like ours would contribute to a better understanding of
the importance of the patch test and consequences of dental
materials induced contact reactions.
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