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Abstract
Authors describe a 53-year-old woman who presented to their diabetes clinic with a three week history of multiple painful and swollen joints. She had been diagnosed with type 2 diabetes 5 years back. On examination, both knee joints and left ankle were swollen. A soft tissue swelling appeared over the medial end of the left clavicle few days later. Rheumatoid arthritis, collagen vascular diseases and other common causes of polyarthritis were ruled out by appropriate investigations. Non steroidal anti-inflammatory drugs failed to give satisfactory pain relief and the arthritis persisted. Conventional cultures of synovial fluid samples including cultures for tuberculosis were negative. Computed tomography showed a space occupying lesion involving the left sternoclavicular joint. Fine needle aspiration from the lesion was performed and acid-fast bacilli were demonstrated in the smear using Ziehl-Neelsen stain. The explanation of her arthritis was therefore tuberculous arthritis in left sternoclavicular joint and reactive arthritis in the rest of the joints. A diagnosis of Poncet’s disease was considered in her case. We treated her with standard anti-tuberculosis drugs and the arthritis resolved within a few days. She remained symptom-free at her 2 years’ follow-up. 
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Core tip: Poncet’s disease (PD) is a form of reactive arthritis that develops in patients with active tuberculosis (TB). It is a rare, non-destructive parainfective symmetric polyarthritis. In cases of unexplained atypical arthritis associated with non-articular TB, PD should be considered. PD remains a clinical challenge and is essentially a diagnosis of exclusion and requires a high degree of clinical suspicion. Correct identification of this rare complication of TB is required to avoid delayed initiation of appropriate treatment. The dramatic response of arthritis in PD on starting anti-tubercular treatment substantiates the diagnosis. Further studies are required for better understanding of the pathogenesis underlying PD.
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INTRODUCTION

The association between of diabetes mellitus (DM) and tuberculosis (TB) is becoming more prominent in developing countries where TB remains endemic and the burden of DM is increasing. Atypical presentations are increasingly being recognized in diabetic patients. The diagnosis of joint TB poses a challenge to the clinicians. Although, septic monoarthritis is a well-known complication of tuberculous infection; active TB may be complicated by a sterile reactive arthritis (ReA), known as Poncet’s disease (PD), which is not so common and therefore frequently missed. We report here a diabetic patient who initially presented with oligoarthritis, and later on ended with a diagnosis of PD. A review of the literature on diagnostic and therapeutic aspects involved in PD is also included. This case highlights the need for increased awareness among physicians regarding this rare complication of a common disease to avoid delay in diagnosis and starting the appropriate treatment.

CASE REPORT

A 53-year-old lady presented with a three week history of multiple painful and swollen joints. She had been diagnosed with type 2 diabetes in March 2009. Her diabetes was well controlled and she was on insulin and metformin. Her presentation to the clinic had been prompted by her inability to walk in the previous five days. She had been diagnosed with undifferentiated polyarthritis by a family physician. The joint pains started gradually over three weeks involving left ankle and knee joints. Family history for rheumatic or autoimmune diseases was negative. There was no history of mouth ulcers, eye symptoms, skin rash or genito-urinary symptoms. She denied weight loss, coughing, night sweats but mentioned about low grade fever for few weeks. 

On examination, she was in pain and was unable to walk. Her blood pressure was 130/80, pulse rate 90 per minute, respiratory rate 24 per minute and a temperature of 36.80 ℃. The patient’s ankle and knee joints were swollen and tender on palpation with limitation of movement. A soft, boggy swelling appeared at the medial end of the left clavicle during her hospital stay clinically resembling a cold abscess. She had no erythema nodosum on examination. No adventitious sound was detected on chest auscultation. There was no lymphadenopathy or hepatosplenomegaly. There was no muscle atrophy. She had no signs of peripheral neuropathy. Fundoscopic examination was unremarkable.

Her initial investigation results showed hemoglobin of 11.9 g/dL, a white cell count of 7.6 × 109/L, platelets of 130 × 109/L and an erythrocyte sedimentation rate (ESR) of 88 mm/h. Urine dipstick showed no white cells, protein was trace. Laboratory tests results for antinuclear antigen, rheumatoid factor and anti-cyclic citrullinated peptide antibodies were negative. The patient was nonreactive for HIV 1 and 2 by ELISA. The radiographs of the both knees and left ankle were normal. The intradermal skin test for tuberculosis reading was 17 mm, which was considered strongly positive. Synovial fluid was aspirated from the left ankle and both knees and analysis revealed leucocytes between 4.0 and 8.2 × 109/L, no crystals and the smears were negative for Gram stain. On bacterial culture of the synovial fluid, no growth was found and synovial fluid cultures for TB were also negative. The plausible explanation of her arthritis would therefore be a form of a reactive arthritis. Since no diagnosis could be made, we went for exploring the neck swelling. Computed tomography scan of the neck was performed which showed a space occupying lesion (SOL) around the medial end of clavicle (Figure 1A). Fine needle aspiration from the lesion showed epithelioid cell collection and multinucleated giant cells on the background of necrotic tissue. AFB stain was positive (Figure 1B). 

Treatment with non steroidal anti-inflammatory drugs only gives partial relief. Since there was strong evidences suggesting active joint tuberculosis, she was put on four-drug antituberculosis treatment, including rifampicin, isoniazid, pyrazinamide, and ethambutol. Her joint symptoms showed a remarkable improvement within two weeks of initiation of therapy. 

Following treatment with standard anti-tubercular treatment, the arthritis had completely resolved in three weeks period. The consistent association of arthritis with presence of active tuberculosis, the lack of evidence of any other known rheumatic disease and the resolution of symptoms on anti-tuberculosis therapy were all consistent with the diagnosis of PD in our patient. She had remained asymptomatic at 2 years’ follow-up.

DISCUSSION 

PD or tubercular rheumatism is a form of reactive polyarthritis related with active TB in which no myco​bacterial involve​ment can be found in the affected bones or joints, and there is absence of other detectable causes of polyarthritis[1-3]. TB reactive arthritis was first described by Poncet[4] in 1897 and named after him as PD. PD is considered a ReA, but the clinical presentation of PD is different from the classical pattern of ReA[5]. Unlike ReA, the onset of symptoms in PD prior to the start of arthritis is much longer than only a few weeks, whereas arthritis resolution upon starting of anti-tubercular therapy is generally within a few weeks. Chronic arthritis is not encountered in PD. Although the clinical presentation is somewhat different, the pathogenetic mechanism is considered to be similar. It is thought to occur due to a hypersensitive immune cell mediated response to the tuberculoprotein, resulting in an inflammatory reaction in the joint spaces[2,6]. Due to the rarity of PD despite the frequency of TB, a genetic predisposition has been suggested in the pathogenesis, with links to the HLA DR3 and HLA DR4 haplotypes[7].

Clinically the disease is different to the well recognized TB monoarthritis; a septic mycobacterium infection of a joint leading to its destruction. From the cases previously described, Poncet’s arthritis is non-destructive and resolves completely following TB treatment. The arthritis mainly affects the larger joints, with the knee being the most common, followed by the ankle and wrist joints. The axial skeleton tends not to be involved. It is described as a symmetrical polyarthritis but many studies[8] have suggested it to be pauciarticular arthritis, mainly of the larger joints as was the case with our patient. Other common symptoms include lymphadenopathy (mainly cervical and axillary), grumbling fevers (which may be present many weeks prior to developing the arthritis) and skin changes; classically erythema nodosum[9]. In the review of 50 cases report on PD by Kroot et al[1] erythema nodosum was present only in 6% of the patients. 

The diagnosis is usually one of exclusion and should be considered in all patients with a symmetrical arthritis in TB prevalent regions. Extra-pulmonary TB, particularly lymph node TB, is traditionally thought to be the main culprit[10,11]. The complete resolution of rheumatic symptoms on anti-tuberculosis therapy further confirms the diagnosis. Resolution of the arthritis of PD with anti-tubercular drugs ranged from a week to few months.

To conclude, active tuberculosis needs to be considered in the differential diagnosis of patients presenting with fever and polyarthritis of unclear cause, particularly in regions where the prevalence of tuberculosis is high. The diagnosis of this clinical entity remains a clinical challenge and demands a high index of suspicion. Since not all clinicians are aware of PD, this entity is probably underdiagnosed.

COMEMNTS

Case characteristics

A 53-year-old diabetic woman presented with multiple painful and swollen joints.

Clinical diagnosis

The patient’s ankle and knee joints were swollen and tender on palpation with limitation of movement. A soft, boggy swelling appeared at the medial end of the left clavicle during her hospital stay clinically resembling a cold abscess.
Differential diagnosis

Septic arthritis, reactive arthritis, rheumatoid arthritis.

Laboratory diagnosis

Her investigation results showed hemoglobin of 11.9 g/dL, a white cell count of 7.6 × 109/L, platelets of 130 × 109/L and an erythrocyte sedimentation rate of 88 mm/h. Results for antinuclear antigen, rheumatoid factor and anti-cyclic citrullinated peptide antibodies were negative. The intradermal skin test for tuberculosis reading was 17 mm, which is considered a positive test.

Imaging diagnosis

The radiographs of the both knees and left ankle were normal. Computed tomography scan of the neck showed a space occupying lesion (SOL) around the medial end of clavicle.

Pathological diagnosis

Fine needle aspiration from supraclavicular SOL/of the left supraclavicular node showed epithelioid cell collection and multinucleated giant cells on the background of necrotic tissue. AFB stain was positive. 

Treatment

The patient was put on four drug anti-tuberculosis (TB) therapy since the evidence was strongly suggestive of active joint tuberculosis.

Related reports

Reviewing the literature, more than 50 case reports were found. In most reports “Poncet’s disease” was described as an aseptic polyarthritis, presumably reactive arthritis arthritis developing in the presence of active TB elsewhere. 

Term explanation 

Poncet’s disease is a reactive polyarthritis associated with active TB in which no mycobacterial involvement can be found in the affected bones or joints. 

Experiences and lessons

The diagnosis of Poncet’s disease remains clinical and is established on excluding other potential causes of arthritis in a patient with active tuberculosis. In cases with unexplained atypical arthritis and non-articular TB, Poncet’s disease should be considered. 

Peer-review

It is a case report describing Poncet’s disease which goes unnoticed and underdiagnosed. The manuscript is scientifically sound and based on the discovery of facts. Data presented are duly supported by appropriate figures.
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Figure 1  Computed tomography scan of neck showed bone destruction and soft tissue swelling with involvement of articular surfaces of sternoclavicular joint (A); Numerous acid-fast bacilli in the background of necrosis(B) (Ziehl-Neelsen stain, x 1000).
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