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Patient: Male, 73
Final Diagnosis: Sacrococcygeal chordoma e
Symptoms: Coccycodynia ¢ sacral pain
Medication: -
Clinical Procedure: -
Specialty: Surgery

Objective: Rare disease

Background: Sacrococcygeal chordomas are rare and difficult to diagnose tumors.

Case Report: A 73-year-old man in the last 6 months felt a pain in and around the coccyx when sitting and especially when
rising from the sitting position. He consulted his family physician and was referred by him to a general sur-
geon with the diagnosis of pilonidal disease. During the operation, the surgeon found an unusual mass and
performed a wedge biopsy of the tumor. When chordoma was returned as the diagnosis, the patient was re-
ferred to our tertiary hospital for further treatment. The sacrococcygeal chordoma was excised en bloc with
the coccyx and the fifth sacral vertebra by posterior approach.

Conclusions: Because of minimal response to chemo- and radio-therapy, resections with wide margins at initial surgery is
the most important factor influencing local recurrence.

Key words: sacrococcygeal chordoma ¢ coccygodynia ¢ sacral tumours

Full-text PDF: http://www.amjcaserep.com/download/index/idArt/889688

%692 E‘ZI— M‘ZIZ %‘319

This work is licensed under a Creative Commons Attribution-NonCommercial-NoDerivs 3.0 Unported License




Paschalis G. et al.:
Sacrococcygeal chordoma, a rare cause of coccygodynia
© Am J Case Rep, 2013; 14: 548-550

Background

Coccygodynia is defined as pain in and around the coccyx; it is
a symptom, not a diagnosis. Its cause remains obscure, apart
from the cases caused by local injury; rare causes include chor-
doma, giant cell tumour, intradural Schwannoma, perineural
cyst, and intra-osseous lipoma [1-3].

Chordomas are rare, low-grade, slow-growing but locally ag-
gressive primary bone tumors [4]. The most common location
is the sacrococcygeal region (40-50%) and the base of the
skull (35-40%), followed by the vertebral bodies (15-20%)
[5,6]. Their incidence rate is 0.5 per million [7]. Sacrococcygeal
chordomas are insidious tumors that are difficult to diagnose;
many patients are treated for an assortment of unrelated di-
agnoses before the correct diagnosis is made [7].

Case Report

The patient was an otherwise healthy 73-year-old Caucasian
man who presented himself to his family physician complain-
ing in the last 6 months of tailbone pain felt when sitting and
especially when rising from the sitting position. The physician
found on examination an area of induration and tenderness
along the inner gluteal fold extending into the natal cleft. The
primary clinical consideration was pilonidal cyst and thus he
was referred to a general surgeon. The surgeon encountered
an unusual mass during the operation and decided to perform
wedge biopsy. When sacrococcygeal chordoma returned as the
diagnosis, the patient was referred to our tertiary cancer hos-
pital for further treatment.

Magnetic resonance images were obtained in axial and sag-
ittal planes using various T1- and T2-weighted sequences. A
large, well-defined, lobulated mass was identified at the sa-
crococcygeal level. Destruction of the coccyx with insinuation
into right gluteal musculature was present, along with ante-
rior displacement of the rectum without invasion (Figures 1
and 2). The histopathological report of the wedge biopsy con-
firmed the diagnosis of sacrococcygeal chordoma.

Hematological and biochemical profiles were within normal
limits. Colonoscopy revealed extrinsic pressure on the rectum.

Treatment

The sacrococcygeal sarcoma was excised en bloc with the
gluteal musculature, coccyx, and the fifth sacral vertebra. The
whole capsule of the tumor was kept intact and at least 2 cm
healthy surgical margins were achieved macroscopically. The
histopathological report confirmed free surgical margins. The
patient recovered uneventfully and was discharged on the 10t
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Figure 1. Sagittal magnetic resonance imaging revealing sacral

tumour.

Figure 2. Axial magnetic resonance imaging revealing tumour
invading the gluteal muscle.

postoperative day. He is scheduled for follow-up visits every
4 months and is doing well 28 months after the intervention.

Although chordoma is resistant to the effects of convention-
al radiotherapy [6,8], our institution combined the use of




post-operative high LET (linear energy transfer) radiation with
surgery to attempt to increase disease-free intervals.

Discussion

Surgical resection with wide margins at the initial operation
is considered the treatment of choice for sacral chordoma be-
cause it improves local control and disease-free survival [9-12].

Local recurrence rates of 43% to 85% and metastases rates of
5% to 40% at 1 to 10 years have been reported for sacral chor-
domas [10-13]. When gluteal invasion is present, the risk of
recurrence is reportedly higher and wider margins are impor-
tant [14]. To obtain wide margins, a combined anteroposteri-
or approach is usually required for proximal tumors, whereas
wide resections of distal sacrum chordomas can be performed
through a single posterior approach [5,10,15].

Intraoperative contamination is another major issue in sarco-
ma surgery [16-18]. One study reported a local recurrence of
28% after en bloc resection of chordoma compared with a 64%
local recurrence rate when the tumor spilled intraoperatively
[17]. Another study suggested intraoperative contamination
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of muscle and/or sacroiliac joint increased the probability of
local recurrence [16].

Considering the above situation, we conclude that effective
management of sacrococcygeal chordoma requires early di-
agnosis, accurate preoperative staging, definitive and ade-
quate surgical resection with proven tumor-free cut margins,
and close follow-up.

Conclusions

The most common underlying cause of coccygodynia and mass
formation in the natal cleft is pilonidal disease. The 3 charac-
teristic findings that confirm the diagnosis are: 1) abscess or
sinus, 2) drainage of fluid (usually purulent), and 3) midline
skin pits. In case one or more of them are absent, we should
think about the rare causes of the coccygodynia such as chor-
doma, giant cell tumour, intradural Schwannoma, perineural
cyst, and intra-osseous lipoma [19].

Conflict of interest

There is no conflict of interest between the authors.

11. Barrati D, Gronchi A, Pennacchioli E et al: Chordoma: natural history and
results in 28 patients treated at a single institution. Ann Surg Oncol, 2003;
10: 291-96

12. Bergh P, Kindblom LG, Gunterberg B et al: Prognostic factors in chordoma
of the sacrum and mobile spine: a study of 39 patients. Cancer, 200; 88:
2122-34

13. Azzareli A, Quagliuolo V, Cerasoli S et al: Chordoma; natural history and
treatment results in 33 cases. ) Surg Oncol, 1988; 37: 185-91

14. Yonemoto T, Tazezaki S, Takenouchi T et al: The surgical management of
sacrococcygeal chordoma. Cancer, 1999; 85: 878-83

15. Devin C, Chong PY, Holt GE et al: Level-adjusted perioperative risk of sacral
amputations. J Surg Oncol, 2006; 94: 203-11

16. Hanna SA, Aston WJ, Bringgs TW et al: Sacral chordoma: can local recur-
rence after sacrectomy be predicted? Clin Orthop Relat Res, 2008; 466:
2217-23

17. Kaiser T, Pritchard D, Unni KK: Clinicopathologic study of sacrococcygeal
chordoma. Cancer, 1984; 53: 2574-75

18. Virkus WW, Marshall D, Enneking WF, Scarborough MT: The effect of con-
taminated surgical margins revisited. Clin Orthop Relat Res, 2002; 397:
89-94

19. Humphries AE, Duncan JE: Evaluation and management of pilonidal dis-
ease. Surg Clin North Am, 2010; 90: 113-24

This work is licensed under a Creative Commons Attribution-NonCommercial-NoDerivs 3.0 Unported License



