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Introduction

Shprintzen-Goldberg syndrome （SGS）, which 
is characterized by craniosynostosis and Mar-
fanoid habitus, was first reported by Shprintzen 
and Goldberg9） in 1982. Mutations in exon 1 of 
SKI have recently been identified as being re-
sponsible for approximately 90％ of reported in-
dividuals diagnosed clinically with SGS1）. To 
date, approximately 60 cases of SGS have been 

reported7）. The clinical features of SGS are neu-
rological, cardiovascular, connective tissue, and 
skeletal abnormalities, including some traits also 
found in Marfan syndrome8）. The skeletal fea-
tures of SGS include such as tall stature, arach-
nodactyly, foot deformity, developmental scolio-
sis , and joint hypermobil ity7）. With joint 
hyperlaxity and hypermobility characterize sev-
eral inherited disorders or occur because of local 
or generalized causes, some patients suffer actu-
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Abstract：This is a case of recurrent anterior shoulder dislocation before epiphyseal closure in 
a patient with Shprintzen-Goldberg syndrome （SGS）, a subtype of Marfan syndrome. The pa-
tient was a 13-year-old boy. He was diagnosed with SGS at the age of 4 years, and had experi-
enced more than 10 shoulder dislocations. Radiographs showed an open proximal humeral growth 
plate, without a clear Hill-Sachs lesion or fracture of the glenoid rim. Preoperative shoulder mag-
netic resonance arthrography revealed signs characteristic of capsular rupture. Arthroscopy 
showed complete absence of the middle glenohumeral ligament, which left the subscapularis un-
covered. We performed arthroscopic capsular reconstruction by elevating the anterior inferior 
glenohumeral ligament and suturing it to the superior glenohumeral ligament, thereby reducing 
capsule volume. At the 24-month follow-up, the patient was satisfied with the results; he main-
tained his regular schedule of leisure sports and football without pain, limitations, or new epi-
sodes of instability. This report shows that arthroscopic stabilization of recurrent shoulder dislo-
cation in a patient with open physes and a Marfan-related disorder provided good functional 
outcomes without recurrence of instability. As the patient had risk factors including age （under 
20 years） at the time of surgery and shoulder hyperlaxity, there is a need for long-term follow-
up.
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al clinical dislocation episodes either from injury 
or excessive normal use6）. There have been no 
reports regarding macroscopic alterations due 
to recurrent dislocations in young patients with 
SGS. We present the case of an adolescent pa-
tient with SGS who underwent arthroscopic 
surgery for chronic recurrent shoulder disloca-
tions.

Case Presentation 

A 13-year-old right-side dominant boy with 
SGS was referred because of recurrent left 
shoulder dislocations. He was diagnosed with 
SGS at the age of 4 years, and the first episode 
of shoulder dislocation was at the age of 10 
when diving into a swimming pool. After that, 
he had experienced more than 10 anteroinferior 
dislocations following minor trauma, in abduc-
tion and external rotation of the left glenohu-
meral joint （Fig.1）. At each episode, sling immo-
bilization in abduction and external rotation 
position （ABER position） was performed for 3 
weeks after closed reduction, followed by reha-
bilitation, which yielded unsatisfactory results. 
He also had bilateral genu recurvatum and re-
current ankle sprains. However, the Beighton 
score for generalized joint laxity was only 2 of 
96）. 

Initially, both shoulders showed similar range 
of motion : 170° flexion, 165° abduction, T1 ver-
tebral level internal rotation, and 65° external 
rotation at the side. The left shoulder showed a 
positive sulcus sign and positive anterior appre-
hension test at 0-150° abduction; however, pos-
terior or inferior apprehension was absent, no 
signs of multidirectional instability. 

Radiographs （Fig.1） showed an open proxi-
mal humeral growth plate without a clear Hill-
Sachs lesion or fracture of the glenoid rim. Pre-
operative magnetic resonance arthrography 

showed leakage of contrast medium outside of 
the axillary pouch, suggesting capsular rupture3） 

（Fig.2）.
Considering the frequency of dislocation and 

the patient’s desire，arthroscopic stabilization 
of chronic anterior shoulder dislocation was 
scheduled. An interscalene nerve block was fol-
lowed by general anesthesia and placement in a 
beach chair position. Initial intra-articular explo-
ration through a posterior portal showed com-
plete absence of the mid-anterior capsule, leav-
ing the subscapularis muscle uncovered （Fig.3） ; 
the inferior insertion of the labrum and anterior 
inferior glenohumeral ligament （AIGHL） ap-
peared normal. No abnormal lesions were found 
on the superior labrum, rotator cuff, or chondral 
surfaces; the superior glenohumeral ligament 

（SGHL） and biceps tendon were in place. A sec-

Fig. 1．Radiograph of anteroinferior dislocation be-
fore epiphyseal closure Proximal humeral physis 

（white arrow）
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noid and resutured with four bioabsorbable an-
chors. Second, the mid-anterior capsule was re-
constructed by suturing the SGHL and AIGHL 
together （2 sutures, No. 2 strong suture）, and 
closure of the large defect （Fig.4）. Postoperative 
rest in a sling was prescribed for 1 month, fol-
lowed by physiotherapy. Six months later, rec-
reational sports were resumed. At the 24-month 
follow-up, the mobility of both shoulders was as 
follows : 180°/170° flexion, 180°/160° abduction, 
T1/T8 vertebral level internal rotation, and 65°
/60 ° external rotation. Although slight differ-
ence of range of motion between both shoulders 
existed, he continued leisure sport activities and 
football without pain, limitations, or new epi-
sodes of instability.

Discussion

This report showed that arthroscopic stabili-
zation of recurrent anterior shoulder dislocation 
in a patient with open physes and a Marfan-re-
lated disorder provided good functional out-
comes without recurrence of instability. 

Gomes et al. reported arthroscopic treatment 
of an adult with Marfan syndrome and recur-
rent anterior shoulder dislocation with complete 
absence of the mid-anterior capsule with the 

ond anterior approach involved an inside-out 
technique. The operation was performed accord-
ing to a procedure reported by Gomes et al5）. 
Dissection of the AIGHL complex from the gle-
noid rim and subscapularis muscle was per-
formed with a radiofrequency wand to prepare 
the capsule. First, the AIGHL complex was 
pulled up to the anterosuperior part of the gle-

Fig. 2．Leakage of contrast medium outside of the 
axillary pouch, indicating capsular rupture （white 
arrow）

Fig. 3．Arthroscopic posterior portal view : Sub-
scapularis muscle was exposed because of complete 
absence of the mid-anterior capsule
① Humeral head　② Subscapularis muscle　③ SGHL　
④ AIGHL　⑤ Glenoid

Fig. 4．Capsular reconstruction by suturing SGHL 
and AIGHL together Final aspect of reconstruction 
Humeral head （black arrow）
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subscapularis uncovered5）. Capsular reconstruc-
tion through anteroinferior dissection from the 
glenoid rim, followed by superior drift of the 
capsule was performed. As the intraarticular 
findings were similar to ours, we selected their 
procedure for treatment. While both of them are 
just as good postoperative course without pain, 
limitations, or new episodes of instability, our 
patient is much younger and carefully follow-up 
is essential.

Gigante et al. reported remarkably fewer elas-
tic fibers in the knee capsules of three Marfan 
syndrome patients compared with control tis-
sues obtained from three adolescents who had 
no stigmata of Marfan syndrome at the time of 
death4）. Ultrastructurally, they appeared frag-
mented and indented, indicating discontinuous 
elastin aggregates among randomly dispersed 
filaments. Therefore, we hypothesized that ab-
sence of the mid-anterior capsule after repeti-
tive trauma may be attributed to failure of nor-
mal remodeling because of lack of competent 
elastic fibers.

The following risk factors of recurrent insta-
bility have been identified: age under 20 years 
at the time of surgery and shoulder hyperlaxi-
ty2）. Arthroscopic Bankart repair has a high risk 
of failure in athletic adolescents compared with 
the results in adults10）. Long-term follow-up is 
needed because our patient has risk factors for 
recurrent shoulder instability. 
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