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CASE REPORTS

VAN NECK-ODELBERG DISEASE: A RARE CAUSE OF CHILDHOOD
LIMPING

DOENGA DE VAN NECK-ODELBERG: UMA CAUSA RARA DE CLAUDICAGAO NA INFANCIA

Joana Ferreira', Maria Cristina Granado', Claudia Lemos", Sara Cunha', Teresa Sdo Sim3o', Cristina Ferreira', Cldudia Neto'

ABSTRACT

Introduction: Joint pain and limping are common in pediatric age. Assessment of a child with joint pain requires differentiating benign
conditions from those requiring urgent medical attention.

Case report: A previously healthy nine-year-old boy was brought to the Emergency Department with fever and pain in the left ankle and hip
associated with limping. He reported fever, abdominal pain, and slightly dry cough two weeks before admission.

Blood analysis revealed an elevation in erythrocyte sedimentation rate and C-reactive protein serum concentration. Serology tests were
positive for Mycoplasma pneumoniae acute infection and imaging studies enabled the diagnosis of Van Neck-Odelberg disease (VND).

Discussion/Conclusion: Presence of joint pain often represents a diagnostic challenge, especially in children who present with fever and
elevation of acute-phase reactants. VND is a rare cause of limping and in this case corresponded to an imaging finding. The final diagnosis was
reactive arthritis secondary to M. pneumoniae infection.
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RESUMO

Introdugdo: A dor articular é uma queixa comum em idade pedidtrica. A sua investigacdo é fundamental para distinguir situagdes benignas
daquelas que necessitam de intervengdo médica urgente.

Caso Clinico: Uma crianga de nove anos, previamente saudavel, foi conduzida ao Servigo de Urgéncia devido a um quadro de febre e dor no
tornozelo e anca esquerdos associado a claudicagdo. A crianca referiu febre, dor abdominal e tosse seca duas semanas antes da hospitalizagdo.
O estudo analitico demonstrou elevagdo da velocidade de sedimentagdo eritrocitaria e da proteina C-reactiva. O estudo seroldgico foi positivo
para infe¢do aguda por Mycoplasma pneumoniae e o estudo imagioldgico possibilitou o diagndstico de doenca de Van Neck-Odelberg (VND).

Discussdo/Conclusdo: A presenca de dor articular geralmente representa um desafio diagndstico, especialmente em criangas que se
apresentam com febre e elevagdo de reagentes de fase aguda. A VND é uma causa rara de claudicagdo e neste caso correspondeu a um
achado imagioldgico. Foi estabelecido o diagndstico final de artrite reativa secundaria a infe¢do por M. pneumoniae.
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INTRODUCTION

Joint painin children isa common manifestation of different possible
musculoskeletal and rheumatological conditions. Usually, there is an
overlap between causes of joint pain, hip pain, and limping.! The
child’s history and examination should be focused on distinguishing
between benign and severe causes as a way of determining the
appropriate laboratory and radiographic evaluation. Table 1 includes
the most common disorders to be considered in children with joint
pain.

Several studies and review articles have reported that joint
manifestations can occur secondary to bacterial or viral infections
and are generally accepted to be reactive.? Mycoplasma pneumoniae
is one possible etiological agent, usually considered a triggering
factor.>* The term reactive arthritis (ReA) refers to the occurrence of

Table 1 - Differential diagnosis of joint pain in children

non-purulent arthritis complicating an infection at a distant site in
the body. Usually, the previously healthy young patient acquires an
infection and, within days or weeks, develops arthritis at a distant
site that is commonly asymmetrical and oligoarticular, usually on the
lower extremities or sacroiliac joints.’

VND is a poorly known entity characterized by enlargement of the
ischiopubic synchondrosis (IPS) that should be acknowledged in the
differential diagnosis of groin or hip pain in prepubertal age. Few
reports of this condition are available and it can be easily mistaken for
other entities, particularly osteomyelitis or malignancies. It is often
considered a diagnosis of exclusion, as laboratory values are usually
normal and routine radiographic workup may be nonspecific.

Here in is reported a case of ReA related to Mycoplasma
pneumoniae infection associated with Van Neck-Odelberg disease,
in which clinical, laboratory and imaging findings enabled the final
diagnosis.

Single joint involvement
Septic arthritis or osteomyelitis
Juvenile idiopathic arthritis
Lyme disease in endemic areas

Reactive arthritis

Hemarthrosis due to trauma, vascular malformation, or bleeding diathesis

Malignancy, such as acute lymphoblastic leukemia

Multiple joint involvement

Acute rheumatic conditions (systemic lupus erythematosus; juvenile dermatomyositis)

Juvenile idiopathic arthritis

Reactive arthritis

Lyme disease

Malignancy
Immunodeficiency-associated arthritis

Inflammatory bowel-associated arthritis

Prominent systemic features and joint pain

Acute rheumatic conditions (systemic lupus erythematosus; mixed connective tissue disease)

Systemic juvenile idiopathic arthritis
Systemic vasculitis
Malignancy, such as neuroblastoma

Reactive arthritis

Bacterial infection (tuberculosis, gonococcal infection, Brucella infection)

Viral infection (Epstein-Barr and hepatitis B virus)
Parasitic infection
Inflammatory bowel-associated arthritis

Autoinflammatory disorders (periodic fever syndromes)

Pain without joint swelling

Hip disease (Legg-Calvé-Perthes disease; Slipped upper femoral epiphysis)

Inherited metabolic disorders (Gaucher disease; Scheie disease)

Osteochondroses (Osgood-Schlatter disease; Scheuermann disease)

Idiopathic pain syndromes (growing pains; complex regional pain syndrome; fibromyalgia)



CASE REPORT

A nine-year-old boy was brought to the Emergency Department
with a four-day history of low fever (axillary temperature of 382C)
associated with pain in the left ankle and hip, with a limp that
was keeping the child away from his normal activities. No history
of trauma or physical effort and no constitutional symptoms like
anorexia or weight loss were reported. The boy had experienced
fever, abdominal pain, and slightly dry cough two weeks before
admission, after which he was well for a few days. Personal and family
history were unremarkable. On physical examination, the left hip and
ankle were painful on movement and slight edema and raised local
temperature were evident around the ankle. No other joints seemed
to be affected. Vital signs were within normal range and the boy had
no neurological dysfunction. No lesions or regional lymphadenopathy
were observed. Complete blood count revealed 13.800 white blood
cells/uL with 9.800/uL neutrophils, 2800/uL lymphocytes, 900/uL
monocytes; hemoglobin level of 11.1 g/dL; and platelet count of
472.000/uL. Erythrocyte sedimentation rate (ESR) was raised to 76
mm/hour (reference value, 0-10 mm/hour) and C-reactive protein
(CRP) serum concentration to 37.5 mg/L (reference value, <2.9
mg/L). The remaining laboratory tests, including serum electrolytes,
blood glucose, ionogram, and calcium and phosphorus levels were
within the normal range. Coagulation tests (including prothrombin
time and activated partial thromboplastin time), group A screening
test and antistreptolysin O titer were also normal.

Plain radiography of the ankle and lumbar spine were normal.
Chest radiography showed peribronchial and perivascular interstitial
infiltrate. On pelvic radiography, a sclerotic shadow was observed
in the left ischiopubic region (Figure 1). To better characterize the
radiographic changes observed, a computerized tomography (CT)
scan was performed, suggesting a left ischiopubic branch “fracture
in consolidation” (Figure 2). No identifiable fractures were observed
in the proximal femurs or remaining pelvic bones, nor fluid or solid
masses were noted in the soft tissues evaluated. Ultrasonography of
the affected joints was not performed since it was not accessible at
the time. The patient initiated anti-inflammatory therapy (naproxen)
and bed rest and was hospitalized for further etiological study. The
differential diagnosis included inflammatory, infectious, neoplastic,
and autoimmune disorders (including celiac disease). Chronic entities
(such as juvenile idiopathic arthritis) and extrinsic causes secondary
to abdominal processes were also considered.

Full investigation included biochemical markers of iron status
(serum iron, ferritin, transferrin, transferrin saturation, iron-binding
capacity); hepaticfunction panel (aspartate aminotransferase, alanine
aminotransferase, bilirubin, alkaline phosphatase, ammonia, serum
immunoglobulins [IgA, IgG, IgM], alfa-fetoprotein), and autoimmune
markers (antinuclear antibodies, rheumatoid factor, anti-ds DNA
antibodies, C3, C4, and CH50), which were all normal.
for celiac disease (anti-transglutaminase, anti-gliadin antibodies)

Screening

was also performed and turned out negative. Serum antibodies,
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anti-herpes simplex virus 1 and 2, Adenovirus, Cytomegalovirus,
Borrelia burgdorferi, Brucella melitensis, and Epstein—Barr virus
were also negative. Screening for M. pneumoniae 1gM and IgG
antibodies was performed by enzyme-linked immunosorbent assay
(ELISA) and immunoglobulin concentrations higher than 10 U/ml
were considered positive. Evidence of an IgM titer of 27 U/mL and
an 1gG titer of 4.7 U/mL enabled the diagnosis of acute infection
and a macrolide (azithromycin) was added to the anti-inflammatory

treatment.

Figure 1 - Anteroposterior pelvic radiograph showing enlarged left
ischiopubic synchondrosis (arrow)

Figure 2-TCscan showing leftischiopubic synchondrosis enlargement

with irregular edges (arrow)

Blood culture was negative. Abdominal ultrasound was also normal.
Magnetic resonance imaging (MRI) showed irregularity of both
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joints of the left ischiopubic synchondrosis coexisting with a slight
volumetricincrease, as well as discrete bone resorption in its articular
surface with moderate marrow edema and mild inflammatory
changes of adjacent soft tissues (Figure 3). In the absence of previous
trauma history, these alterations were consistent with the diagnosis
of Van Neck-Odelberg disease.
Clinical and laboratory evolution was favorable. Within 24 hours,
the child became afebrile and after 72 hours complete symptom
resolution was evident. Laboratory tests showed a progressive
decrease in ESR and CRP values. The patient was discharged on day
8, asymptomatic, after completing five days of antibiotic treatment.
The serological test for M. pneumoniae was repeated three weeks
after discharge, showing a fourfold increase in IgG titer and confirming
infection. The child is undergoing orthopedic and pediatric follow-up
for the last six months and remains asymptomatic until present.

Figure 3 - MRI showing a hyperintense signal in the left ischiopubic

synchondrosis, centered by a hypointense band and hyperintensity in
the adjacent soft tissues due to edema on T2 fat sat-weighted images

(arrow)

DISCUSSION

Mycoplasma pneumoniae is a well-recognized respiratory pathogen
mainly affecting children and young adults. This organism is also
responsible for producing a wide spectrum of extra-pulmonary
manifestations.>* A large number of Mycoplasma species cause
acute or chronic arthritis in different animal species via one of the
“superantigens”.”® However, it remains uncertain whether they elicit
the immunopathological process through molecular mimicry or
modulation of the immune response via immune cell activation and

cytokine production causing a cytokine imbalance (predominant type

Il response).®

ReA diagnosis in pediatric patients has been mostly established in
children developing arthritis after a specific episode of infection or in
those with a positive serological test against bacteria.? In this report,
the authors describe the case of a patient who presented with
ReA secondary to acute M. pneumoniae infection, predominately
affecting ankle and hip joints. The final diagnosis was based on clinical
features (asymmetric oligoarthritis involving two joints, in absence of
evidence for other defined disease) along with elevated erythrocyte
sedimentation rate and C-reactive protein and positive serological
test, and after excluding other serious conditions. We believe that
the low fever and elevation of acute phase reactants observed can
be explained by M. pneumoniae infection.

Inthe reported case, the patient had gastrointestinal and respiratory
symptoms preceding ReA, which may be relevant for clinical practice
and emphasize the importance of serological screening in these
cases. The patient was observed at an early stage of disease, and
the non-steroidal anti-inflammatory therapy along with antibiotic
therapy proved effective. However, at present, it is not clear
whether appropriate antibiotic therapy can change the course of M.
pneumoniae-induced ReA.

In this case, VND diagnosis was established following an imaging
finding. As reported in the literature, unbalanced mechanical
stress, such as kicking or jumping, may induce an inflammatory
reaction and a delayed complete IPS ossification.5*%! This finding
is currently considered a normal physiologic ossification pattern,
frequently showing an age correlation. Its tumor-like appearance on
conventional radiographic exam may be mistaken for stress fractures,
tumors, or inflammation. Radiography and CT scan usually show
an increased size, with lucency and sclerosis. Presence of marrow
edema around the IPS, along with absence of surrounding myositis,
abscess, and free fluid on MRI, are reliable findings that may confirm
diagnosis, as in the present case.’* However, it should be emphasized
that this is an exclusion diagnosis and in presence of other signs
or symptoms, including fever or abnormal laboratory findings, the
patient’s condition should be further investigated.

CONCLUSION

Joint symptoms are well acknowledged in M. pneumoniae infection,
especially in pediatric patients. However, the differential diagnosis
for joint pain in children is broad, ranging from benign to serious
conditions, some of which can have devastating consequences. With
this case, the authors wish to reinforce the need to investigate and
exclude serious conditions in children presenting with joint pain, hip
pain, or limping and image findings suggestive of VND, especially
in presence of other associated symptoms, such as fever and

inflammation.
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