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CASE REPORT / OLGU SUNUMU

Arare case of ankylosing spondylitis with severe temporomandibular

joint and dental involvement

Ciddi temporomandibular eklem ve dis tutulumu olan nadir bir ankilozan spondilit olgusu

Meryem YILMAZ KAYSIN, Ilknur AKTAS, Feyza UNLU OZKAN

ABSTRACT

Ankylosing spondylitis (AS) is a chronic inflammatory disease
that primarily affects the axial skeleton, resulting in functional
deterioration. Temporomandibular joint (TMJ) ankylosis is
characterized by bony or fibrous adhesion of the anatomic joint
components, which results in limited mouth opening. Despite the
high prevalence of the disease, ankylosis of the TMJ and tooth
secondary to AS are rare conditions. Here, a patient with AS
admitted to the outpatient clinic with a chief complaint of TMJ
pain and restricted mouth opening was diagnosed with TMJ and
dental sclerosis. The patient’s dental history included fracture of
a wisdom tooth during an attempted extraction and difficulty in
mouth opening. TMJ and dental ankylosis should be considered in
patients with AS with a poor dental history and difficulty in mouth
opening. For such suspected cases, a panoramic radiograph of the
jaws and teeth should be obtained to detect abnormalities.
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oz

Ankilozan spondilit (AS) primer olarak aksiyel iskeleti tutan ve
fonksiyonel bozukluga yol agan kronik enflamatuvar bir hastaliktir.
Temporomandibular eklem (TME) ankilozu, eklem bilesenlerinin
kemik veya fibr6z adezyonu ile karakterize olup, agiz agikliginda
kisitlanma ile sonuglanmaktadir. Hastaligin yiiksek prevelansina
ragmen AS’e bagli TME ve dis ankilozu olduk¢a nadir bir
durumdur. Bu olgu sunumu ile TME agris1 ve agiz acikliginda
kisitlilik ile poliklinigimize bagvuran ve TME ve dis ankilozu tanisi
alan bir AS olgusu sunmay1 amagladik. Hastanin agiz agikliginda
kisitlilik ve zorlu bir dis ¢ekimi Oykiisii mevcuttu. Kotii dental
hikayesi olan ve agiz agmakta zorlugu olan AS hastalarinda, TME
ve dis ankilozu mutlaka disiinilmelidir. Siipheli olgularda ¢ene
ve dis anormalliklerini tespit etmek i¢in panoramik agiz grafisi ile
hasta degerlendirilmelidir.

Anahtar kelimeler: Ankilozan spondilit, Temporomandibular
eklem, Dis

Introduction

Ankylosing spondylitis (AS) is a chronic inflammatory
disease of the axial skeleton that manifests as back pain
and progressive stiffness of the spine. AS can also involve
the peripheral joints and enthesitis [1, 2]. It usually affects
males below the age of 50 [3]. Patients with AS may
experience pain, stiffness, and swelling of the joints outside
the spine. Peripheral arthritis occurs in approximately 35%-
50% of patients with AS over the course of the disease [4].
The temporomandibular joint (TMJ) is one of the most
important joints in the human body, and sporadic cases
of TMJ ankylosis may occur in patients with AS as the
peripheral joint involvements [5].

Case Report

A 32-year-old male with a 15-year AS history who was
followed up in a rheumatology clinic was admitted to the
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outpatient clinic with a complaint of TMJ pain. He had no
history of trauma or infection of TMJ. On presentation,
he had been undergoing intravenous infliximab therapy
for 6 months (>5mg/kg per 8 weeks) and had irregularly
undergone with  methotrexate

medical treatments

and various non-steroidal anti-inflammatory drugs,

bisphosphonates, and calcium-vitamin D complexes
previously. The past dental history of the patient showed
that his right wisdom tooth was fractured during extraction

at the age of 20.

A physical examination revealed the postural
abnormalities with increased dorsal kyphosis and decreased

cervical and lumbar lordosis (Figure 1). The occiput-to-wall

distance was 26 cm and chest expansion was 0 cm. Spinal
mobility, measured with the lumbar Modified Schober test
was 0 cm, and lumbar lateral flexion was 4.4 ¢cm. Bilateral

Figure 1. Increased dorsal kyphosis and decreased lumbar lordosis
of the patient

knees were ankylosed at 90° flexion. He had bilateral
deformities of the hands and fingers. The Bath Ankylosing
Spondylitis Disease Activity Index was 1.6 and the Bath
Ankylosing Spondylitis Functional Index was 38.5. He
was able to walk with the aid of a walking stick only at
home. His bilateral TMJs were tender with pressure, and the
maximal interincisal opening was 20 mm (Figure 2). This
condition was presumed to be associated with peripheral
joint involvement with AS.

According to the patient’s history obtained from his
dentist, the patient’s wisdom tooth was fractured during
an attempted extraction. Panoramic radiography of the jaw
and tooth performed at that time revealed bony ankylosis of
TMIJs and nearly all teeth (Figure 3). The tooth extraction
was terminated because of an increased risk of mandible

fracture.

Figure 3. A panoramic radiograph
of TMIJs and teeth. Arrow shows
the fractured right wisdom
tooth during extraction process.
Double arrow shows the bony
ankylosis of temporomandibular
joint. Arrowhead shows the
dental ankylosis
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The patient was informed of his condition and instructed
to take care of his dental health. He was prescribed
indomethacin 150 mg /day. Meanwhile, the intravenous
infliximab therapy (5 mg /kg/ per 8 weeks) was continued.
Besides this, the patient was included in an intensive physical
therapy program with active/ passive mouth opening
exercises. Although, some improvements were obtained,
the patient was recommended to have an operation, in order
to acquire optimal mouth opening. The patient has given
written informed consent for publication of his medical
record and images.

Discussion

Ankylosing spondylitis is a chronic inflammatory disease
of the family of seronegative spondyloarthropathies that
mainly affects the axial skeleton, peripheral joints, and extra-
articular tissues. Main pathologic changes are fibrosis and
ossification of the tendons and partial ligament insertion,
due to increased inflammation. Importantly, TMJs may
be involved with consequent ligament ossification, bony
erosions, condylar flattening, disk destruction, and reduced
range of motion [6].

Temporomandibular joint is one of the most important
joints in the human body and consists of a condylar process of
the mandible, glenoid fossa, articular disc, and joint capsule
[7]. Itis an atypical diarthrodial synovial joint with rotational
and translational movements. The inherent fibrocartilage
surface structure of TMJ creates the tendency of involvement
by AS. TMJ involvement in AS is not uncommon, and
patients with TMJ involvement tend to have more extensive
spinal and peripheral joint disease, as observed in our case
[8]. Helenius et al., showed that TMJ erosions in patients
with AS and the other spondyloarthropathies are correlated
with an increased frequency of the HLA-B27 antigen [9].
However, the HLA-B27 status of our case was unknown
because of the patient’s discordance to follow-up.

Available literature suggests that TMJ involvement
occurs in 4%-35% of patients with AS, usually at 10—
30 years after onset of the disease. In this context, TMJ
movements should be evaluated in patients with long-term
AS [10]. Accordingly, our patient had a disease history of
approximately 15 years.

Major symptoms of TMJ involvement are pain, stiffness,
andrestriction of jaw movements, as was observed in our case.
Nearly all ankylosis cases have problems with mastication,
digestion, speech, appearance, access to routine dental

procedures, and psychological status [8]. Pain while eating
and progressive limitation of mouth opening accompanied
by radiographic evidence of joint degeneration, such as
narrowing of the joint space, osteophyte formation, erosion,
and ankylosis, are characteristics of TMJ involvement [11].
Maximal mouth opening is evaluated by measurement of
the interincisal distance, where 36-38 mm is considered
as the lower limit in adults. A study by Ezirganl et al.,
showed that the maximum mouth opening distance for
males and females was 50.38 and 46.35 mm, respectively
[12]. Accordingly, the interincisal distance in our case was
considered to be highly limited being at 20 mm.

A literature review retrieved no reports of dental
involvement in AS, although there were some cases of
chronic periodontitis [13]. However, in our case, severe
dental ankylosis was identified in addition to TMJ ankylosis.
Therefore, dental involvement might not be surprising in
such ligamentous inflammatory diseases.

Limitation of mouth opening due to TMJ ankylosis,

dental ankylosis, and other AS-related conditions,

such as atlantoaxial subluxation, osteoporosis, and
immunosuppressive medications, may cause poor oral
hygiene and some complications during dental procedures.
Even a simple dental extraction may be very challenging for

the dentist, as we observed in our case [6].

Prior to each oral manipulation, lateral cervical and
panoramic radiographs of the jaws and teeth should be
obtained after careful manual examination. These simple
radiographs offer information about cervical fusion,
atlantoaxial subluxation, and dental/TMJ ankylosis as well
as the extent of TMJ damage secondary to AS [14].

The treatment options for limited mouth opening due
to TMJ ankylosis range from physiotherapy involving
intensive mouth-opening exercises to surgical interventions,
such as autogenous bone grafts, distraction osteogenesis,
and TMJ replacement [15]. Anti-inflammatory medications
are still a major part of symptomatic treatment [16].

In conclusion, TMJ and dental ankylosis should be
considered in patients with long-term AS. Early suspicion
and diagnosis could prevent deterioration of the disease and
improve the patient’s orodental health and quality of life.
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