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ABSTRACT

Rapidly destructive coxarthrosis of the hip joint is a rare condition of which the etiology and pathogenesis
are poorly understood. Ordinary arthrosis or osteoarthritis of the hip joint usually occurs over long duration
with well-established risk and predisposing factor in the elderly. However, rapid destruction may occur
over a period of a few months’ damaging the acetabulum and femoral head. Various mechanisms has been
reported in previous literatures which implicates both subchondral insufficiency and autoimmune related. We
report a 36-year old Indian woman with progressive left hip pain as early symptoms of rheumatoid arthritis
with negative rheumatoid factor and positive anti-citrulinated peptide antibody, supported by the magnetic
resonance imaging and synovial histopathological findings. There was only one similar case reported in the
literature and more than eight cases with pre-existing rheumatoid arthritis occurring in patients of more than
50 years of age.
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INTRODUCTION

Arthrosis is synonymous to osteoarthritis (OA) which is common degenerative disease of a joint in
elderly and coxarthrosis specifically refer to hip joint osteoarthritis and it can be primary or secondary of which
the latter due to other inflammatory joint disorders. Both arthrosis and arthritis shared some common clinical
features such as pain and tenderness, stiffness and limited range of joint motion although radiologically may
differentiate these conditions.

Rapidly destructive coxarthrosis (RDC) was first described in 1970 by Postel and Kerboull' as a rare
condition commonly affecting the hip joint in the elderly. Though the etiology and pathogenesis are yet to be
elucidated, it is usually unilateral and destructive within a short period of time from the onset of symptoms.

Diagnosis is usually made by exclusion as there are no diagnostic markers identified. There are several
inflammatory joint complaints including degenerative disorders that have been implicated in the development
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of this condition. Eight cases have been reported with RDC with underlying pre-existing RA of more than
two years duration and one case reported as an initial manifestation of seronegative RA which fulfilled the RA
classification criteria. All the patients reported were more than 45 years of age.

Our case report describes young women who presented with only RDC of the left hip joint as an early
presentation of negative rheumatoid factor and positive anti citrulinated peptide antibody rheumatoid arthritis.

CASE REPORT

A 36-year old Indian women, an engineer by profession, presented with history of progressive left
hip pain which was very disabling for over 2 months’ period. The onset of pain began 4 years ago after her
second delivery. She was having difficulty in ambulation due to the unbearable pain which was localized to
the left hip and aggravated by movement. Pain was relieved with rest and temporarily resolved with non-
steroidal anti-inflammatory drugs (NSAID). She was not on any corticosteroid prior to the ailment and had no
history of injury. She had no arthritis over other peripheral joints present nor has she had any other systemic
manifestation of connective tissue disease. She was then given prednisolone 5 mg daily for 2 months duration
without any significant improvement.

Laboratory investigations showed raised erythrocyte sedimentation rate (ESR) (66 mm/hour),
highly sensitive C-reactive protein (hsCRP) (8.93 mg/L), but negative rheumatoid factor (RF) and normal
hematologic panel. Synovial biopsy taken from the affected hip 4 years after magnetic resonance imaging
(MRI), were consistent with severe chronic synovitis changes (Figure 1). Culture and sensitivity including for
Mycobacterium tuberculosis were negative.

Plain X-ray of the hip joints showed narrowed joint space with presence of effusion and erosion of
the femoral head and acetabulum left hip (Figure 2). The right hip joint was normal. MRI of the left hip joint
supported the presence of effusion in more details (Figure 3). Plain X-ray of both hands was normal.

Based on the histopathological findings, she was diagnosed with seronegative rheumatoid arthritis
(RA) and given methotrexate with indefinite duration but her defaulted treatment since her symptoms
had remained the same. Subsequently she was referred to a rheumatologist for further management. Her
left hip was still in pain, severe enough to restrict her daily activities. However, her other joints remained
normal. Further diagnostic procedure showed raised anti citrulinated peptide (anti-CCP) of 187.3 IU/L
(normal <0.5 TU/L).

Figure 1: Synovial tissue from left hip joint showing marked vascular congestion and very dense inflammatory infiltrate.

There was no evidence of villous pattern or haemosiderin pigment formation. The synovium lined by reactive histiocytes

and a stroma densely packed with plasma cells and matured lymphocytes. Neutrophils, eosinophils and malignancy cells
were not seen.
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Figure 2: Plain radiograph of the pelvis showing reduced left hip joint space with lucent areas within the left femoral head
and in the adjacent acetabulum (Arrow).

Figure 3: Contrast enhanced coronal image showing abnormal enhancement in the left acetabulum, femoral head and
greater trochanter and within the hip joint effusion (Arrow).

Methotrexate was recommenced at 10 mg weekly. Although biologic disease modifying agent
(bDMARD) was suggested, the patient refused. Over the ensuing two month’s period, she showed marked
improvement without untoward effects of the methotrexate. Her pain and health assessment scores were almost
0. She opted for medical treatment despite being recommended for reconstructive surgery. She has remained
in remission since then.

DISCUSSION

RDC of the hip joint has been described as a rare condition compared to ordinary osteoarthritis. The
actual etiology and pathogenesis of the rapidity of the destruction is still illusive?. Hence, early identification of
this condition often failed and usually total hip arthroplasty will be performed at early stage. Previous literatures
hypothesized presence of subchondral insufficiency fracture may explain the rapid destruction®®. However, in
recent studies, immune mechanism has been implicated in the pathogenesis of osteoarthritis. An inflammatory
synovium/synovitis with T- and B-cells and macrophages infiltrates, presence of pro-inflammatory cytokines,
immunoglobulins, immune complexes, complement activations has been linked to increased cartilage damage
and pain in large number of OA patients’ . Inflammatory joint disorders such as RA have been reported in a
few RDC cases'®?°. Most of these cases are elderly patients (age >45 years), with established RA of more than
two years. Only 1 case (age >50 years) which was described as an initial presentation of RA but with other
joint involvement as well which fulfilled both 1987 and 2010 American College of Rheumatology (ACR) and
European League of Rheumatism (EULAR) classification for RA?'??, However, the RF and anti CCP were
both negative in the latter case. Anti CCP antibody has not been described in degenerative joint disease in
previous literature and it is more sensitive and specific with prognostic value in RA%.
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Our case is the first case with RDC of the hip joint as initial manifestation of RA at a very young age
(32 years at onset of pain) without any other joint or systemic involvement. However, this case did not fulfill
the ACR/EULAR classification criteria for RA except for positive anti CCP antibody. Although osteoarthritis
had been entertained as the primary diagnosis earlier based on the radiological features, the characteristic i.e.
the rapidity and severity of the destructive features and demography (young age, not overweight, unilateral
involvement, without trauma) is not in favor of OA per se. Histopathological and MRI findings with additional
anti CCP positivity despite negative RF narrowed it down to RA. She may be considered fortunate that
despite the delayed diagnosis of RA (4 years after onset) and inadequate response to methotrexate due to non-
compliance, she did not have any systemic involvement or peripheral arthritis over the years.

It has to be admitted that MRI has become a very useful supportive diagnostic tool in RDC. MRI of the
hip in RDC has been well described by Boutry et al. who have focused on the main key signs i.e. joint effusion,
bone marrow edema like in the femoral head and neck or acetabulum or both, femoral head flattening, and
cyst like subchondral defects*. These findings are similar to that of our patient’s MRI. However, there are no
features suggestive of bursitis in this patient as reported in previous cases®.

We have thus described the first case of RDC in a 36 year old woman with an early manifestation of
seronegative RA with positive anti CCP, and without other joint or systemic involvement who responded well
to methotrexate at 10 mg weekly dose.

Based on this case report, we conclude that it is imperative to diagnose RDC as early as possible in
RA, non RA as well as other inflammatory conditions in patients presenting with unilateral hip pain which
is unique and rare as it could lead to poor outcome if left untreated at the early stages. Reconstructive
surgery or arthroplasty, hence, could be deferred.

REFERENCES

1. Postel M, Kerboull M (1970) Total prosthetic replacement in rapidly destructive arthrosis of the hip joint. Clin Orthop Relat
Res. 72: 138-144.

2. Mavrogenis AF, Flevas DA, Panagopoulos GN, Megaloikonomos P, Igoumenou V, et al. (2015) Rapid destructive arthritis of
the hip revisited. Eur J Orthop Surg Traumatol. 25: 1115-1120.

3. Mitrovic DR, Riera H (1992) Synovial, articular cartilage and bone changes in rapidly destructive arthropathy (osteoarthritis)
of the hip. Rheumatol Int. 12: 17-22.

4. Bekki S (1991) The pathogenesis of rapidly destructive coxarthrosis. Nihon Seikeigeka Gakkai zasshi. 65: 720-730.

5. Yamamoto T, Bullough PG (2000) The role of subchondral insufficiency fracture in rapid destruction of the hip joint: a
preliminary report. Arthritis Rheum. 43: 2423-2427.

6. Watanabe W, Itoi E, Yamada S (2002) Early MRI findings of rapidly destructive coxarthrosis. Skeletal Radiol. 31: 35-38.

7. Davies M, Cassar-Pullicino VN, Darby AJ (2004) Subchondral insufficiency fractures of the femoral head. Eur Radiol. 14:
201-207.

8. Lawrance JA, Athanasou NA (1995) Rapidly destructive hip disease. Skeletal Radiol. 24: 639-641.

9. Jasin HE (1988) Immune mediated cartilage destruction. Scand J Rheumatol Suppl. 76: 111-116.

10. Ayral X, Pickering EH, Woodworth TG, Mackillop N, Dougados M (2005) Synovitis: a potential predictive factor of structural
progression of medial tibiofemoral knee osteoarthritis-results of a 1 year longitudinal arthroscopic study in 422 patients.

Osteoarthritis Cartilage. 13: 361-367.

11. Hill CL, Hunter DJ, Niu J, Clancy M, Guermazi A, et al. (2007) Synovitis detected on magnetic resonance imaging and its
relation to pain and cartilage loss in knee osteoarthritis. Ann Rheum Dis. 66: 1599-1603.

Advanced Materials Science Research, Volume 1, Number 1, 2016



Page 5

12.

13.

14.

15.

16.

17.

18.

19.

20.

21.

22.

23.

24.

25.

Revell PA, Mayston V, Lalor P, Mapp P (1988) The synovial membrane in osteoarthritis: a histological study including the
characterisation of the cellular infiltrate present in inflammatory osteoarthritis using monoclonal antibodies. Ann Rheum Dis.
47:300-307.

Sakkas LI, Scanzello C, Johanson N, Burkholder J, Mitra A, et al. (1998) T cells and T-cell cytokine transcripts in the synovial
membrane in patients with osteoarthritis. Clin Diagn Lab Immunol. 5: 430-437.

Nakamura H, Yoshino S, Kato T, Tsuruha J, Nishioka K (1999) T-cell mediated inflammatory pathway in osteoarthritis.
Osteoarthritis Cartilage. 7: 401-402.

Wang Q, Rozelle AL, Lepus CM, Scanzello CR, Song JJ, et al. (2011) Identification of a central role for complement in
osteoarthritis. Nat Med. 17: 1674-1679.

Shu J, Ross I, Wehrli B, Richard W, McCalden, et al. (2014) Rapidly Destructive Inflammatory Arthritis of the Hip. Case
Reports in Rheumatology. 2014: 160252.

Yoshino K, Momohara S, Tkari K, Kawamura K, Mochizuki T, et al. (2006) Acute destruction of the hip joints and rapid
resorption of femoral head in patients with rheumatoid arthritis. Mod Rheumatology. 16: 395-400.

Yun HH, Yoon JR, Lim DS, Yi JW (2010) Rapidly Destructive Coxarthrosis in Patients with Rheumatoid Arthritis-Report on
3 Cases. J Korean Hip Soc. 22: 234-240.

Batra S, Batra M, McMurtrie A, Sinha A (2008) Rapidly destructive osteoarthritis of the hip joint: a case series. J Orthop Surg
Res. 3: 1-6.

Yun HH, Song SY, Park SB, Lee JW (2012) Rapidly destructive arthropathy arthritis. Orthopedics. 35: 958-962.

Arnett FC, Edworthy SM, Bloch DA, McShane DJ, Fries JF, et al. (1988) The American Rheumatism Association 1987 revised
criteria for the classification of rheumatoid arthritis. Arthritis and Rheumatism 31: 315-324.

Aletaha D, Neogi T, Silman AJ, Funovits J, Felson DT, et al. (2010) Rheumatoid arthritis classification criteria: an American
College of Rheumatology/European League Against Rheumatism collaborative initiative. Annals of the Rheumatic Diseases.
69: 1580-1588.

Taylor P, Gartemann J, Hsieh J, Creeden J (2011) A Systematic Review of Serum Biomarkers Anti-Cyclic Citrullinated Peptide
and Rheumatoid Factor as Tests for Rheumatoid Arthritis Autoimmune Diseases. 2011: 18.

Boutry N, Paul C, Leroy X, Fredoux D, Migaud H, et al. (2002) Rapidly Destructive Osteoarthritis of the Hip: MR Imaging
Findings. Am J Roentgenol. 179: 657-663.

Matsumoto T, Juji T, Mori T (2006) Enlarged psoas muscle and iliopsoas bursitis associated with a rapidly destructive hip in a
patient with rheumatoid arthritis. Mod Rheumatology. 16: 52-54.

Advanced Materials Science Research, Volume I, Number 1, 2016



