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Introduction: Relapsing polychondritis has been described by Rudolph von Jaksch Warthenhorst in 1923 under the name of polichon-
dropathy. Although the etiology is unknown, an autoimmune mechanism is likely due to formation of autoantibodies to type II collagen in the 
extracellular matrix of the cartilage with its consequent destruction. 
Case report: We present a case with relapsing polychondritis according to McAdam and Damiani criteria and with positive Western blot 
reaction for Ac IgG anti Borrelia burgdorferi. Serological reaction became negative and the patient presented favorable evolution at 6 months 
follow-up after corticosteroid therapy and antibiotics. 
Conclusion: Chronic infection with Borrelia burgdorferi may play a role in relapsing polychondritis determinism
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Introduction
Relapsing polychondritis (RP) has been described by Ru-
dolph von Jaksch Warthenhorst in 1923 under the name of 
polichondropathy. Relapsing term was introduced in 1960 
by Pearson, Kline and Newcomer which highlights devel-
opments in inflammatory relapses followed by destruction 
of cartilage, which is replaced by fibrous tissue [1]. Clinical 
signs affects organs rich in cartilage with consequent dam-
age such as ears, nose, trachea, bronchi, heart valves, joints, 
larynx, skin [2, 3]. Rarely kidneys, eyes, blood vessels and 
the heart [4, 5, 6]. 

Clinical manifestation in organs involved may be pre-
ceded by recurrent fever without an obvious cause [7]. 
Although the etiology is unknown, an autoimmune mech-
anism is due to formation of autoantibodies to type II col-
lagen in the extracellular matrix of the cartilage with its 
consequent destruction [8].

Case presentation
We present a male patient, Caucasian, 50 years, which 
came at the Dermatology Clinic with swelling and erythe-
ma of the upper two thirds of the ears bilaterally symmetri-
cal, spontaneous sensitive and at palpation (fig 1).

Symptoms associated with erythema of sclera (fig. 2). 
Both ocular lesions and those of the ears started simultane-
ously about three weeks before, being more pronounced 

on the left side. Skin lesions were preceded by joint disrup-
tion in the form of erythema, edema, stiffness and pain 
in joints interphalangeal and metacarpal phalangeal in left 
hand. From previous medical history we noted a tick bite 
in several years ago, when the patient presented centrifugal 
erythema with spontaneously remission without determin-
ing anti-borrelia antibodies and no specific treatment. 

Western blot test for Borrelia was positive for IgG and 
negative for IgM. Based on the McAdam and Damiani cri-
teria we considered relapsing polychondritis. 

After anti-infective therapy with doxycycline 200 mg/
day for 21 days associated with systemic corticosteroids 
(prednisone 25 mg/day) and local (mometasone furoate 1 
application/day) the lesions were remitted (fig. 3) and se-
rology become negative at 6 months after treatment.

Discusions
Isolated reports, clinical features and treatment of  this dis-
ease were reported between 1923 and 1975 in first system-
atic review on a sample of 159 patients performed in 1976 
by McAdam et al. They found that disease is affecting both 
sexes equally, in the fourth decade is the highest incidence, 
approximately 30% of patients have an autoimmune or 
rheumatologic disease which precedes or coexist with re-
lapsing polychondritis [2]. Affection of auricular cartilage 
was found in 88.5% of patients, with audiometric in 80% 
of those affected by RP [9, 10]. Death occurs in 30% of 
cases, the underlying cause being respiratory failure by af-
fecting airway cartilage [2].
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Diagnosis is set on the basis of the clinical picture in 
most cases. Radiographs and joint histopathology help 
support the diagnosis. In atypical forms with primary res-
piratory impairment, it appeals to PET-CT, followed by 
cartilage biopsy of involved organ [11]. Histopathology 
shows degeneration and an inflammatory infiltrate com-
posed of lymphocytes, plasma cells and neutrophils. The 
first diagnostic criteria was established by McAdam and 
imply the presence of at least three of the following clinical 

manifestations: bilateral auricular chondritis, nasal chon-
dritis, audio-vestibular affection, sero-negative arthritis, 
ocular inflammation and airway chondritis [2]. In 1979 
Damiani sets new diagnostic criteria, namely the presence 
of one of the events described by McAdam with relevant 
histopathology or two clinical symptoms with favorable 
response to corticosteroid therapy [12]. In our case the di-
agnosis was supported by this bilateral ear chondritis with 
sclera inflammation, joint damage and favorable response 
to prednisone.

There have been cases cited of RP association with other 
autoimmune or inflammatory disease such as ulcerative 
colitis, ankylosing spondylitis, Behcet’s disease, myelod-
ysplastic syndromes [13, 14, 15, 16]. There are reported 
cases of central nervous system affection translated by en-
cephalitis, meningitis, meningoencephalitis [17, 18]. Have 
been described so far three cases of RP with symptoms of 
Parkinson’s disease, but the association was demonstrated 
by Atsushi and his team in 2014 by highlighting the Lewy 
bodies in a patient who present clinical resemble of Parkin-
son’s disease and RP [19]. 

We introduced prednisone in dose of 25 mg/day, fol-
lowed by gradual decrease when therapeutic response. This 
represents the treatment of choice, 75% of patients requir-
ing a mean dose of 25 mg/day for the relief of symptoms 
[2]. It generally calls to prednisone 1 mg/kg/day with grad-
ual decrease after getting control of clinical manifestations. 
Colchicine may also be used, cyclosporin A or methotrex-
ate [20]. There are reports of biologic therapy benefits for 
etanercept or tocilizumab [21, 22]. We associated with 
doxycycline 2x100 mg /day for 21 days due to the pres-
ence of IgG anti Borrelia burgdorferi.

Infection with Borrelia burgdorferi is cited in literature 
coexisting with other autoimmune diseases such as mor-
phea plaque and other localized scleroderma or dermato-
myositis [23, 24]. It was reported the association between 
dermatomyositis and RP due to Borrelia burgdorferi infec-
tion [25]. In order to make a direct causal link between 
infection with Borrelia burgdorferi and some organic dis-
ease it is need to be showed the presence of spirochetes in 
affected tissue by molecular methods such as PCR or FFM 
[26]. In the case of our patient we could not perform mo-
lecular biology, but the history of the tick bite, a chronic 
migrant erythema, no antibiotic therapy at that time, with 
positive serology converting in negative subsequent to fa-
vorable evolution after antibiotic therapy lead us to claim 
that chronic infection with Borrelia burgdorferi may play a 
role in the development of relapsing polychondritis.

Conclusion
Relapsing polychondritis has an autoimmune etiology 
with multiple organs affected and the main target is col-
lagen type II. Diagnosis can be sustain clinically in typical 
forms but etiology of disease it is still far from being fully 
clarified. Chronic infection with Borrelia burgdorferi may 
play some role in the determinism of the disease.
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Fig. 1. Bilateral chondritis 

Fig. 2. Erythema of sclera 

Fig. 3. Remission after treatment
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Although Borrelia IgG test can be false positive in au-
toimmune diseases, the presence of tick bite and chronic 
migratory erythema associated with remission symptoms, 
negative serology at 6 months after therapy, allows us to 
formulate the hypothesis that chronic infection with Bor-
relia burgdorferi could be involved in the etiopathogenesis 
of relapsing polychondritis.
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